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Abstract

Background: Despite being beneficial, family involvement is inconsistently implemented in
early psychosis care and poorly studied from the perspective of patients, families and
clinicians. Addressing these gaps, this thesis aimed to synthesize and appraise family-focused
recommendations in early psychosis guidelines; explore patients’, families’, and clinicians’
views about involving families in early psychosis care; and examine forms of and attitudes
towards family involvement as reported by patients, families, and clinicians over two years of

early psychosis care.

Methods: Study 1 involved a systematic search for Canadian early psychosis guidelines. Two
reviewers screened records; extracted, content-analyzed and mapped family-focused
recommendations onto an engagement framework; and appraised guidelines. Study 2 used
a modified nominal group technique. Three patients, three family members and three
clinicians from a Canadian early psychosis service participated in a one-day group discussion
and then ranked statements generated from that discussion. Qualitative thematic analysis
was used to analyze discussion data. Ranks were grouped to identify most, moderately and
least important statements. Study 3 included data from patients, families and clinicians on six
guestions about concrete forms of and attitudes towards family involvement at months 1, 12
and 24 after entering two Montreal early psychosis services. Generalized estimating
equations and proportional odds models were used to examine change over time and

between patients (n=82), families (n=113) and clinicians (with respect to 147 patients).

Results: Study 1 included seven guidelines. Ninety-six specific family-focused
recommendations were extracted and classed into twenty-one themes. Only two themes
were endorsed by five of seven guidelines. Most recommendations were about direct care,
and few about engaging families in design, governance and policy. Quality was lower for
family-focused recommendations than for overall guidelines. Families’ values and
preferences were rarely elicited in developing guidelines. In Study 2, three themes were
identified: meaning and value of family involvement; factors influencing family involvement

(including consent and confidentiality); and preferred ways and methods of family



involvement. Stakeholders agreed that maintaining contact with one other was the
responsibility of treating teams and families; and that when patients did not want families
involved, treating teams could receive information from and share general information with
families and discuss the benefits of family involvement with patients. In Study 3, families were
reported as issuing fewer medication and appointment reminders and accompanying patients
to appointments and having contact with treating teams less often over the course of a follow-
up. Family involvement was seen as less helpful over time. Clinicians perceived families as
issuing fewer medication and appointment reminders than did families. Patients reported
that their families accompanied them to appointments and had contact with treating teams
less often than did families. Compared to families, clinicians and patients saw family

involvement as less helpful (but still positive).

Conclusions: Family involvement is valued in guidelines and by all stakeholders. Poor quality
and implementability of family recommendations and misalignment in views regarding level,
helpfulness, and ways of involving families may lead to implementation gaps in family
engagement and interventions in early psychosis care. These gaps can be bridged by sustained
dialogue between patients, families and clinicians about family involvement, the integration
into guidelines of stakeholder values, and strategies to navigate consent and apply standards

in varied contexts.



Resumé

Contexte: Bien que bénéfique, l'implication des familles n'est pas toujours mise en ceuvre
dans les services d’intervention précoce pour la psychose et est peu étudiée du point de vue
des patients, des familles et des cliniciens. Pour combler ces lacunes, cette thése visait a
synthétiser et évaluer les recommandations portant sur la famille dans les lignes directrices
sur I'intervention précoce pour la psychose ; a explorer les opinions des parties prenantes sur
I'implication des familles dans les soins ; et a examiner les formes d’implication familiale et les
attitudes a I'égard de I'implication familiale des patients, familles et cliniciens en intervention

précoce pour la psychose.

Méthodes: L'étude 1 a consisté en une recherche systématique des lignes directrices
canadiennes sur l'intervention précoce pour la psychose. Deux évaluateurs ont examiné les
documents, extrait, analysé le contenu et évalué les lignes directrices. L'étude 2 a utilisé une
technique de groupe nominal modifiée. Trois patients, trois familles et trois cliniciens d'un
service canadien d’intervention précoce ont participé a une discussion. Une analyse
thématique qualitative a été utilisée pour analyser les données. L'étude 3 a utilisé des
données provenant de patients, de familles et de cliniciens sur les formes concrétes
d’implication familiale et les attitudes a I'égard de I'implication de la famille aux mois 1, 12 et
24 aprés l'entrée dans deux services montréalais d’intervention précoce. Des équations
d'estimation généralisées et des modeéles de probabilité proportionnelle ont été utilisés pour
examiner les changements au fil du temps et entre les patients (n=82), les familles (n=113) et

les cliniciens (concernant 147 patients).

Résultats: L'étude 1 comportait sept lignes directrices. Quatre-vingt-seize recommandations
spécifiques axées sur la famille ont été extraites et classées en vingt-et-un thémes. Seuls deux
themes ont été rapportés par cing des sept lignes directrices. La plupart des recommandations
portaient sur les soins directs et peu sur l'implication des familles dans la conception, la
gouvernance et les politiques. La qualité des recommandations axées sur la famille était
inférieure a la qualité générale des lignes directrices. Les préférences des familles ont

rarement été considérées dans |'élaboration des lignes directrices. L'étude 2 a permis



d'identifier trois thémes : la signification et la valeur de I'implication des familles ; les facteurs
influengant l'implication des familles; et les modes et méthodes préférés d'implication
familiale. Les parties prenantes ont convenu qu'il incombait aux équipes traitantes et aux
familles de rester en contact les unes avec les autres. Lorsque les patients ne souhaitent pas
qgue leur famille soit impliquée, les équipes peuvent recevoir des informations de la part des
familles, partager des informations générales, et discuter des avantages de l'implication de la
famille. Dans I'étude 3, il a été rapporté que les familles effectuaient moins de rappels
concernant la prise de médicaments et les rendez-vous, qu'elles accompagnaient les patients
moins souvent aux rendez-vous et qu’elles étaient moins en contact avec les équipes
traitantes au cours du suivi. Par rapport aux familles, les cliniciens et les patients considérent

gue l'implication de la famille est moins utile (mais toujours positive).

Conclusions: 'importance de I'implication des familles est reconnue dans les lignes directrices
et par toutes les parties prenantes. La mauvaise qualité et l'inapplicabilité des
recommandations sur I'implication familiale, ainsi que les divergences d'opinion concernant
le niveau, I'utilité et les moyens de les impliquer peuvent entrainer des lacunes au niveau de
la mise en ceuvre d’interventions et dans I'engagement des familles. Ces lacunes peuvent étre
comblées par un dialogue soutenu entre les parties prenantes, et par l'intégration dans les
lignes directrices des valeurs et des stratégies permettant de mettre en ceuvre les normes

dans des contextes variés.
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Contribution of Original Knowledge

This thesis consists of three distinct scientific manuscripts. Collectively, these provide an
original perspective on the topic of family involvement in the treatment of young individuals
experiencing a first episode of psychosis and receiving early intervention services for

psychosis in Canada.

1. The first manuscript focused on synthesizing the state of clinical practice recommendations
for family work (family interventions and family involvement) in early intervention services
for psychosis in Canada. While multiple reviews have been conducted on family interventions
in early psychosis, no review has focused on understanding comprehensive family work from
a policy standpoint. We undertook the first implementability assessment of existing clinical
practice recommendations/guidelines for early psychosis in Canada. We extracted and
content analyzed family-focused recommendations from Canadian early psychosis guidelines
and mapped them along a family engagement framework. Based on this review, we
highlighted how the content, quality and implementability of family-focused
recommendations in extant guidelines may contribute to difficulties in involving families and
offering family interventions in early intervention services for psychosis in Canada.
Furthermore, we found a gap pertaining to eliciting and integrating stakeholders’ preferences

for family involvement in treatment of early psychosis in developing guidelines.

2. Addressing this gap, we sought to explore views and preferences regarding family
involvement in early intervention for psychosis from the perspective of patients, families, and
clinicians. Although previous qualitative research has investigated perceptions about, barriers
to, and experiences with family involvement in treatment in single or two stakeholder groups,
to our knowledge, no study has looked at both views and preferences for family involvement
in early intervention contexts from the standpoints of all three pertinent stakeholder groups.
Our group discussion, followed by a ranking exercise of statements and recommendations
generated from the discussion, resulted in the identification of both nuanced insights and
stakeholder priorities with respect to types of family involvement, influences on family

involvement, contact between families and treating teams, and consent and confidentiality.
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This is the first attempt to derive the preferences of multiple stakeholder groups for family
involvement in early psychosis treatment in Canada and generate clear recommendations for
navigating the logistics of family involvement and patient consent vis-a-vis family

involvement.

3. The next original contribution to the field addressed a knowledge gap regarding how
concrete forms of (e.g., reminders to take medication) and attitudes (e.g., perceived
helpfulness) towards family involvement in treatment evolve over the course of follow-up in
early intervention services for psychosis. Again, to our knowledge, no previous quantitative
study has examined whether patients, families and clinicians differ in their reports regarding
these concrete forms of and attitudes towards family involvement in treatment. The study
makes many important original contributions by documenting that family involvement
reduces over the course of follow-up, and more importantly, that there are important
differences between clinicians and families’ and between patients and families’ perceptions
regarding family involvement, with families generally viewing family involvement in
treatment more positively and as occurring to a greater extent than patients and clinicians.
These findings have substantive clinical implications as they clarify why families may feel less
included in care than they desire, and highlight the importance of dialogue between families,
patients, and clinicians at repeated junctures to align preferences and perceptions regarding

family involvement.

Overall, this thesis substantively advances knowledge about (a) the positioning of family
involvement in Canadian clinical practice guidelines for early psychosis, (b) patients’, families’
and clinicians’ views and preferences regarding family involvement in early psychosis
treatment (c) evolution in concrete forms of and attitudes towards family involvement in early
psychosis treatment and (d) convergences and divergences between patients', families’ and

clinicians’ reports regarding and attitudes towards family involvement in early psychosis care.

Collectively, it also yields clear recommendations for (a) improving early psychosis guidelines,
particularly by integrating stakeholder values and strategies to apply recommendations in
varied contexts (b) transforming positively current practices around family involvement in

treatment through sustained dialogue between patients, families and clinicians about family
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involvement; strategies to navigate consent that view it as a fluid, multifaceted process that
need not impede family involvement; and sustained contact between families and treating

teams over the course of a follow-up in early psychosis services.
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Chapter 1. Literature Review

Section 1.1. Overview of Psychosis and Early Intervention

1.1.1 Symptomatology and Phenomenology of a First Episode of Psychosis

Psychosis is a mental illness characterized by symptoms such as delusions, hallucinations,
social withdrawal, lack of motivation, disorganized thoughts, cognitive deficits and difficulties
in occupational, relational, and social functioning. When people initially experience psychosis,
they may exhibit a few or all these symptoms, feel agitated or sad, be highly aware of what is
going on, or have no awareness at all (1). According to several studies (2-4), in the early stages
of psychosis, individuals frequently encounter sadness, a sense of helplessness, and loss of
emotions that are connected to both their present situation and their concerns about their
prospects. The onset of psychosis is usually in late adolescence and early adulthood (5), with
some variations based on context (e.g., higher age of onset in India compared to Nigeria and

Trinidad, (6)).

A first episode of psychosis is also typically diagnosed in adolescence or young adulthood (2,
7, 8). In practice, this is often operationalized both in terms of meeting diagnostic criteria for
a primary diagnosis of either schizophrenia-spectrum psychotic disorder or affective
psychosis, with one or more of the following criteria (i) being a first treatment contact; (ii) not
having used antipsychotic medication at all or not having used it for more than a specified
period; and/or (iii) symptoms of psychosis or the psychotic episode have lasted for less than
a specified time (9). First-episode psychosis generally impacts the achievement of routine
developmental goals such as completing education, acquiring and retaining employment, and
establishing interpersonal relationships (2, 10). Since onset is typically when young people
form peer networks, transition to greater independence, and figure out their place in the
world (11), first-episode psychosis can be particularly disruptive. Young people’s aspirations
for the future, their job, and their social ambitions are frequently threatened by this
"disruption" (12). Individuals experiencing a first episode of psychosis benefitimmensely from

social support, especially family support (13). Given their young age, many individuals may
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still be living with their families, and most times, their families provide emotional, practical,

and financial care and support.

1.1.2 Economic Burden of Mental lliness

It is estimated that the global burden of mental illness is 32.4%, and mental illness ranks as
the 5" top cause of disability (14). Recent research by the Mental Health Commission of
Canada (2011) found that mental health issues cost the Canadian economy $48.5 billion
annually. Mental health issues are responsible for roughly 30% of short and long-term
disability claims, resulting in $6 billion in lost productivity expenses (15, 16). In Australia, total
government spending on mental health grew by 178% in real terms between 1992-1993 and
2010-2011 (17). With regards to the epidemiological burden of the disorder, the Global
Burden of Disease (GBD) index is 15% of life years lost. Between 2011 and 2030, worldwide,

the estimated economic cost due to mental disorders is US $16.3 trillion (18).

1.1.3 Incidence and Prevalence

The incidence of first-time psychosis is approximately 50 in 100,000, and for schizophrenia, it
is about 15 in 100,000 people worldwide (19). Within Canada, 4% of Canadians (more than
1.5 million) will have an first-episode psychosis (20). Schizophrenia, in particular, the most
prevalent psychotic disorder, affects around 1% of Canadians and has grown by 3% each year
on average from 2002 to 2016 (21). In Quebec, the age-standardized prevalence of
schizophrenia was reported to be over 33,000 individuals (0.4%) in 2009-2010 (22).
Individuals with psychosis face several health issues, including a mortality rate that is 2.8
times higher than that of the general population (21). It is one of the top ten causes of
Disability-Adjusted Life-Years (DALYs) (23), with the majority of psychosocial impairment in
schizophrenia occurring within the first five years, if not sooner (23). In many high-income
countries where this has been studied, the rates of psychosis are higher in immigrants and
visible minorities (24, 25), with explanations for this finding typically centring around stress,
adversity, and discrimination. However, some have argued that diagnostic biases and other
systemically and structurally “racist” aspects of psychiatry may also have played a role in this
regard (26, 27).

18



1.1.4 Etiology of Psychotic Disorders

There is no one specific known cause of psychosis. Instead, there are multiple pathways
intersecting with each other that increase an individual's vulnerability to experiencing
psychosis. Also, the current understanding is that risk factors may exert their influence at
different points along the life course. Social determinants of health, such as the experience of
adverse childhood events, violence, trauma, parental deprivation and neglect, poor living
conditions, social deprivation, racism and discrimination, migrant status, urbanicity, and
cannabis use, have been associated with increased risk for psychosis (28-37). Further,
biological factors such as altered brain chemistry, neuroanatomy, and genetic factors are also
known to predispose an individual to experiencing psychosis (38, 39). Fusar-Poli et al. (40)
grouped 19 risk factors for psychosis, all of which had evidence from meta-analyses, into four
categories: parental (e.g., parental psychosis), perinatal (e.g., pregnancy complications),
social (e.g., immigrant status) and later (e.g., childhood trauma and adversity, cannabis use)

risk factors.

1.1.5 The Psychosis Prodrome and Duration of Untreated Psychosis

An episode of psychosis is usually preceded by a prodrome (41-43). A prodrome of psychosis
is a period characterized by persistent affective symptoms, anxiety, subthreshold psychotic
symptoms, depression, social withdrawal, etc., often accompanied by a decline in overall
functioning, which directly precedes the onset of a first episode of psychosis (44). The
prodrome can extend for months or years before the psychotic symptoms can start
manifesting clinically, according to retrospective and prospective research (45, 46).
Attenuated positive psychotic symptoms, such as growing suspicion, unusual thoughts, and

odd perceptual experiences, start to appear at this stage.

The period between the onset of a psychotic episode and the beginning of effective treatment
is known as the duration of untreated psychosis (DUP) (47). A longer duration of untreated
psychosis has been associated with less optimal short- and long-term patient outcomes (47,

48). There is also an abundance of research linking a longer duration of untreated psychosis
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with higher levels of depression, anxiety, and disorganization symptoms, as well as poorer
quality of life and lower cognitive and social functioning (48-53). Additionally, there is also
some research linking the duration of untreated psychosis with neurobiological
consequences, including functional brain connectivity (54) and a reduction in grey matter

volume (55, 56); however, the evidence for this is still equivocal (57).

In an umbrella review and random-effects meta-analysis including 13 meta-analyses (129
individual studies, total sample = 25,657 patients), Howe et al. (58) concluded that there was
strong, clear evidence for duration of untreated psychosis being an important prognostic
factor for positive symptoms, negative symptoms, and self-harm at first presentation and
positive symptoms, negative symptoms, and remission at follow-up. There was trend-level
evidence for the impact of DUP on functioning at a follow-up. Beyond this evidence, the
duration of untreated psychosis has also been shown to be socially toxic (impacting
relationships and social-functional roles at critical stages in young people’s development) (59)
and cause suffering (60), the latter providing the most robust ethical rationale for reducing

treatment delays.

1.1.6 Early Intervention Services for First-Episode Psychosis

Research has indicated that initial outcomes after the onset of psychosis significantly
influence its longer-term outcomes (7, 61, 62). The 2—5-year period after the first episode of
psychosis is also an optimal time to intervene, provide treatment, and positively change the
trajectory of psychosis (63). Along with the evidence for the detrimental consequences of the
duration of untreated psychosis, this perspective regarding the prognostic significance of the
first 2-5 years, called the critical period hypothesis (61), propelled the development and
implementation of early intervention services for psychosis. Rejecting the historically bleak
outlook towards psychosis, early intervention services for psychosis are characterized by

optimism, recovery, orientation, and hope (63).

Early intervention services are typically offered to youth between 14 and 35 years old. It aims
to potentiate recovery in young people experiencing their first episode of psychosis and

prevent relapses by offering high-quality interventions early in the course of psychosis
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(typically for 2-3 years) (64-66). It comprises multidisciplinary teams (case managers,
psychologists, psychiatrists, nurses, occupational therapists, etc.) which offer individualized
outpatient based assertive case management and medical treatment with low-dose second-
generation antipsychotic treatment, along with a range of additional psychological and
psychosocial interventions such as supported employment and education supports, cognitive
behaviour therapy, cognitive remediation, psychoeducation, family interventions, peer

support for patients and families, etc.

Several randomized controlled studies (including (67-69)) and meta-analysis (including (70))
have shown that early intervention services are associated with better patient outcomes than
standard care. In Correll et al.’s (71), meta-analysis (10 randomized clinical trials, 2176
patients), early intervention services were associated with better outcomes than treatment
as usual, with respect to 13 domains, including all-cause treatment discontinuation, total
symptom severity, positive symptom severity, negative symptom severity, general symptom
severity, global functioning, remission, involvement in school or work, recovery, number of
psychiatric hospitalizations, duration of psychiatric hospitalizations, depressive symptom
severity, and quality of life (listed in descending order of outcomes with the best impacts of

EIS being listed first and so on).

Early intervention services acknowledge and situate families as caregivers, care receivers and
advocates for youth experiencing their first episode of psychosis, arguably to a greater extent
than traditional psychiatric services. Globally, early intervention service guidelines encourage
the involvement of families in the care and treatment of patients with first-episode psychosis

(72-74).

1.1.7 Early Intervention Services in Canada

Early intervention services in Canada began in the late 1990s, with the first set of programs
developing around the same time in Quebec, Ontario, and Nova Scotia. Thereafter, multiple
services have started to be established across Canada in the provinces of Ontario (N=60) (75),
Quebec (N=31) (76), Alberta (N=2) (77, 78), British Columbia (N=50) (79), Nova Scotia (N=4)

(80) and New Brunswick (N=4) (81). Many of these services are concentrated in urban areas,
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with people in remote and rural areas and some jurisdictions having reduced access

compared to others.

In Canada, early intervention services are provided through stand-alone programs (e.g.,
Prevention and Early Intervention Programme for Psychosis, Montreal (63)), hub and spoke
models, early intervention embedded within assertive community treatment or other mental
healthcare teams and sometimes combinations (e.g., the Nova Scotia Early Psychosis
Programme is a stand-alone program for residents in the Capital Region of Nova Scotia and
also provides only consultation and specific other services to those in other regions of the

province or other Maritime provinces (80, 82, 83)).

In Canada, healthcare is primarily provincially administered. Only four Canadian provinces —
Ontario, British Columbia, Quebec, and Nova Scotia—have provincial early intervention
service standards and have prioritized it for psychosis in their mental health policies (84).
Early intervention services differ in terms of availability, style of delivery, and policy/funding
allocation across and within those provinces. Currently, Canada lacks a pan-Canadian federal
policy commitment to early intervention for psychosis, and there are no national, pan-
Canadian guidelines for early psychosis (63). This stands in sharp contrast to both Australia's
federal government's intention to follow Britain's lead and the UK's policy-driven scaling

expansion of early intervention services to cover the entire population (85).

Section 1.2. Families and Caregiving Experiences in Psychosis

1.2.1 Caregiving Experiences of Families

Families are the first kinship group an individual is a part of. Caring is fundamental to being
human and takes several forms depending on historical, societal, and cultural circumstances.
In the context of mental health, family can refer to any individual who is identified as invested
in the recovery of the person with mental health problems, and there can be biological,
emotional, legal, or social relationships between the family and the affected person (86).
Usually, families are not professionally trained and do not receive monetary compensation

for caring for a person with mental health problems (87, 88).
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Families who have a loved one experiencing psychosis face multiple challenges during their
caregiving journey. While they may witness changes in the young person, they may not be
able to identify it as psychosis or understand that mental healthcare needs to be sought. Even
if they have awareness, systemic barriers such as poor availability, low accessibility, long
pathways to care, and long wait times may prevent patients and families from receiving timely
help (89). Further, mental healthcare systems and clinicians may prioritize addressing only

the patients' needs, not their families' (90).

Families have to acquire new behaviours and ways of thinking in order to cope with these
changes occurring in their lives. Thus, the experiences of families in caring in psychosis are
often characterized as emotional rollercoasters. While caring can be seen in some cultures as
an extension of “normal caregiving”, it can impact the social, work, and recreational lives of
families. Working hours may need to be reduced or a family member may need to quit their
job, which will exacerbate any financial difficulties that exist and also cause conflicting

emotions like anxiety, worry, shame, unrest, resentment, and fear (91).

In addition, those living in rural locations are less likely than people living in urban regions to
obtain mental health therapy (92). Rural residents frequently lack proper access to doctors
(93), mental health services (92), and emergency psychiatric treatment (94) since rural
regions usually have fewer and more dispersed resources. Issues like lengthy commuting
hours to consultations or a lack of high-quality services may make it more difficult for

caregivers to access services when they live in underdeveloped or remote locations (95).

1.2.2 Family Burden

Traditionally, the term “burden” has been used to reflect the impact caring has on families
(96). It is frequently used in research to describe “all the difficulties and challenges
experienced by families as a consequence of someone’s illness” (97)). This might include
psychological distress, monetary strain, laborious caring obligations, disturbance of regular
routines and other household chores (98). Concretely quantifiable and measurable negative

effects on families (e.g., costs incurred by being unable to work as many hours as before due

23



to caregiving, financial costs in supporting an ill one’s medication, treatment or housing
expenses, time spent in travelling to appointments, etc.) are included in the concept of
objective burden. The psychological anguish brought on to families by their loved one’s
mental illness and the negative emotional impact it has on them are both examples of

subjective burden (99).

1.2.3 Personal, Physical, Emotional, Social, and Economic Impacts

Caregiving can affect a family's physical and emotional wellbeing in addition to causing
financial strains. Taking a public health perspective and focusing on caregiving more generally
(beyond only mental health), Talley and Crews (100) cautioned that families need and deserve
support from a nation's public health system to maintain their own health (p. 226). They
argued that families incur higher morbidity and mortality because of their engagement in
caregiving activities. Higher stress levels and decreased engagement in preventative health
behaviours such as exercise, well balanced eating, routine visits to the doctor for one's own
health and sleep, are frequently contributing factors to the deterioration in

families’ wellbeing (100).

Various specific situations faced by family caregivers of loved ones with psychosis, such as
receiving a diagnosis of early psychosis, not adhering to treatment, societal stigma, being
hospitalized for psychiatric reasons, and participating in shared decision-making, have been
studied to better understand the psychological aspect of family caregiving for persons with
mental illnesses. Caregiving experiences can also vary based on other intersecting identities

of families, e.g., younger caregivers may experience more burden (101, 102).

In a systematic review, Shiraishi and Reilly (103) highlighted the emotional effects of caring
for individuals with mental disorders to be both positive and negative. Negative
emotions included a sense of duty (104); sacrifice (105); sorrow (106, 107); responsibilities,
stress and exhaustion when participating in shared decision-making regarding their relative
(108); and distress in response to their relative's hospitalization (109). Family caregivers
experience emotions like fear, suspicion or even insecurity when their loved one does not

follow treatment recommendations or medication plans (110). Providing care can also have a
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detrimental effect on the primary caregiver(s)' social relationships (111). Conversely, studies
have also documented positive emotions in family caregivers such as appreciation, personal

development, love, empathy (112), fulfillment, a sense of endurance, value, and success (96).

Individuals experiencing mental health problems often find themselves facing stigma.
Eventually, the stigma of mental illness impacts not only those who struggle with it but also
their families just by being associated with them, called stigma by association (113). Stress
and worry, a decline in social connections, social isolation, and feeling treated poorly or with
less respect in society were described by family members who had encountered stigma by
association. Studies show that some family members invest their time and resources into
masking their ties to the person who has a mental illness, as a result of these experiences

(114, 115).

According to a recent study that used data from Statistics Canada's 2018 General Social Survey
(116), the replacement cost of family caregiving for physical or mental health conditions is
estimated to be 5.7 billion hours of work, with a potential cost of $97.1 billion to $112.7 billion
(127). According to the 2012 General Social Survey, 390,000 Canadians quit their occupations
to care for others, 600,000 cut back on their hours worked, 160,000 declined paid
employment, and 1.6 million took time off work (118, 119). In addition to workers' and
employers' employment-related expenditures, society bears the consequences of lower tax
generation and increased pressure on the health and social support systems as a result of

caregiving (120, 121).

1.2.4 Needs of Families of Persons with First-Episode Psychosis

Families of individuals with first-episode psychosis have significant challenges gaining access
to appropriate care. They sometimes report experiencing healthcare personnel's demeaning
and superior attitudes, claiming that their lived expertise and knowledge about their ill family
member is ignored in favour of professional expertise (122, 123). Evidence from a review in
Canada (124)shows that specialized, integrated first-episode psychosis services that
appreciate and engage families can help them maintain caring for their loved ones with

psychosis. During the initial contact with mental health services, families are interested in
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learning about psychosis, how it is treated, how psychotropic medicines function, and any

potential adverse effects, and how long psychosis and treatment will last (125, 126).

It is necessary for family caregivers to receive direction on how to use literature and internet
resources, and available mental health services (125). A realistic timeline for diagnosis,
treatment, and recovery can be presented by the treating team (127). It is crucial for families
to identify early indicators of relapse after a person is in remission (125, 127). One way to
communicate knowledge to families is through a handbook, with modules making it simple
to return to topics later (125). However, such psychoeducation per se is insufficient. When
delivered independently, caregivers report feeling despondent and helpless about the future
(126). In this tough time, being armed with information does not meet the needs of families.
They frequently perceive clinicians as not recognizing the affective component of their
supportive duties (127), and not considering them as treatment partners (128). Strategies
around consistent and deep involvement of families may be required to help families feel

empowered.

The philosophy of early intervention services emphasizes shared decision-making and
engaging families as partners in the treatment and care of the person with psychosis. Such a
philosophy can also help families feel supported and respected (128). To summarize,
caregivers need psychoeducation, problem-solving skills, support from their peers, and

professional guidance to deal better during this period (129, 130).

1.2.5 Benefits of Family Involvement in Care and Treatment of Persons with Psychosis

Research over the last many decades has shown that involving families in the care and
treatment of a person experiencing psychosis has immediate and long-term benefits for the
person’s recovery. Family involvement has been shown to result in favourable patient
outcomes in psychosis, such as fewer relapses (131-135), a longer time between each relapse
(132), fewer hospital admissions (131, 136-138), shorter hospitalization periods (139), social
and vocational functioning (140), better subjective recovery (141, 142); and lower long-term

unnatural-cause mortality(143, 144). For individuals with schizophrenia, family involvement
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has been proven to reduce residual psychotic and neurocognitive symptoms, as well as aid in

the earlier detection of relapse signs (145).

Patients’ improved self-reported quality of life is also connected with family involvement
(146, 147) as are fewer social impairments (137, 138, 148). There is proof that these gains last
if family engagementis regularly maintained during the time of illness (134, 149).
Also, families could support patients in gaining access to mental healthcare during times of
crisis (150, 151). Family involvement is advantageous not only to the patient, but also their
families. Further, as families receive care for themselves from mental healthcare services (in
the form of psychoeducation, family therapy, peer support, etc.), family
burden, caregivers stress and expressed emotions decrease, and families experience better
quality of life and improved health outcomes for themselves and feel better equipped to

support their loved one’s recovery (125, 130, 135).

Participation by families in advocacy groups has had several positive effects, including
changes in laws and government regulations; better policies and practices for promotion of
mental health, safeguarding, advancing of the rights and interests of people with mental
disorders and their families, prevention of mental disorders, and better mental health

services, treatment, and care (152).

Family members tend to pass through phases of coping and acceptance before entering a
third phase of political and personal advocacy (153). The study conducted by Muhlbauer (154)
focused on phases in a family’s journey in their caregiving for individuals experiencing chronic
and severe mental illness. The findings indicate that after experiencing a period characterized
by instability and crises, families subsequently entered a phase marked by growth and
advocacy. In spite of challenging circumstances, they gained confidence to act as their own
best advocates and recognized their abilities. A significant number of participants
demonstrated a sense of competence in effectively articulating the needs and requirements

of their ailing loved ones.

Various forms of advocacy efforts exist, encompassing activities such as disseminating

information, raising awareness, providing mutual aid, offering counselling services, mediating
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conflicts, and safeguarding interests. The aforementioned initiatives aim to mitigate various
obstacles to recovery, including the limited availability of mental health services, the social
stigma surrounding mental illnesses, the violation of patients' rights, inadequate advocacy

efforts, insufficient access to housing and employment opportunities (155).

The role of the family in services for mentally ill individuals is crucial and multifaceted (156).
Firstly, families act as advocates for their mentally ill family members in the healthcare
system. They possess intricate knowledge about their loved one's condition, treatment
history, and specific needs. This knowledge, combined with their emotional investment in the
individual's recovery, enables them to articulate concerns and preferences to healthcare
clinicians. In doing so, families can ensure that the treatment plan aligns with the needs and
goals of the individual. In addition, there are indirect benefits to involving families as they aid
in their loved ones’ activities of daily living (if needed) (e.g., personal self-care, etc.);
instrumental skills development (e.g., managing finances, interpersonal relationships, etc.)
and restoration and recovery journeys — their presence and involvement are often a point of
continuity even as treatment teams change or transition or reduce their involvement. It is no
surprise that there is consistently strong evidence for the associations between family
involvement in treatment and increased medication and treatment plan adherence (137, 157)

and better service engagement (158-162).

Section 1.3. Frameworks for Family Involvement in Treatment of Psychosis

Family involvement in treatment refers to a spectrum of ways in which families promote the
treatment of a person with psychosis, receiving mental healthcare services, including early
intervention services for psychosis (163). At the start, families act as key informants, sharing
information about the young person that can facilitate with the identification of treatment
goals and creation of treatment plans. Further, they can receive interventions which can help
them understand psychosis and the treatment better (e.g., psychoeducation), help them
reorganize family dynamics (e.g., family therapy) and cope better with the changes that
psychosis brings to the family (e.g., problem-solving skills, communication skills). In turn, their
burden reduces, they are better skilled at supporting their loved one’s treatment and recovery

journeys; the family environment has reduced expressed emotion and stress. Another way
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for families to get involved is for clinicians to include them in shared decision-making
regarding treatment. Families may also take up an advocacy role, not only advocating for their
specific family member with psychosis, but generally for making systemic changes to improve
outcomes in psychosis (164). Engaging families in the treatment of a person with psychosis is
an ethical responsibility of the mental healthcare system and clinicians as there is growing
emphasis on developing stakeholder-driven mental healthcare services with a recovery

orientation (165).

1.3.1 Pyramid of Care

The pyramid of care (166) reflects how families can be involved in mental health treatment
(167). When adapted to the context of psychosis, levels 1 and 2 indicate that treating teams
must establish a connection with all families, assess their needs, improve their awareness,
educate them about psychosis, empower them with generic coping skills and strategies to
manage psychosis and the family, and help them access available resources (e.g., community
or hospital-based, online, reading materials, etc.). Thus, it is suggested that a basic and

universal level of care be assured to all families.

Support mechanisms available at levels 3-5 can be provided by clinicians to families who want
more help in the form of intensive psychoeducation and family therapy (166). Thus, the
pyramid of care is based on a stepped-care approach (168). Multiple levels of support implies
that there is scope for continued family involvement in treatment which can be modified

based on the changing needs of the person with psychosis and of the family.
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Figure 1: Pyramid of family care.

Image from: Bickerton, A., Hossack, K., & Nair, J. (2007). Also used in Martin, H., Taksal, A., Xavier,S., Levasseur,
M. & lyer, SN (2022). Family involvement in mental healthcare. In Lecomte, T and Leclerc, C (Eds.). Manuel de
réadaptation psychiatrique. 3e édition. Presses de |'Université du Québec.

1.3.2 Triangle of Care

The Triangle of Care was developed by families in England to provide clinicians with a
framework that they could use to involve families in the treatment of persons with mental
health problems, including psychosis (169, 170). The framework emphasized families as
collaborative partners in providing treatment. The Triangle of Care lists six primary standards

of family involvement in treatment and advocates for the provision of resources to assist
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clinicians in effectively including and supporting families during episodes of acute mental
illness. The primary objective of the Triangle of Care approach is to foster a partnership
between clinicians and families across various levels of care, ranging from individual care
provision to the broader scope of service planning. Thus, the Triangle of Care is broader in its

scope for involving families in treatment, compared to the pyramid of care (166).

The involvement of families is advantageous for clinicians, families, and patients alike. The
notion of a triangle has been put forth by numerous families who aspire to be recognized as
engaged collaborators within the caregiving team. Many families acknowledge the
importance of establishing a collaborative relationship among patients, families, and
clinicians. In this three-way partnership, all voices are valued and have an impact on care

treatment decisions, ultimately increasing the likelihood of successful recovery.

The effectiveness of the Triangle of Care is contingent upon the willingness of both the
clinicians and the families to actively participate and engage in treatment. There is an ethical
and moral responsibility on clinicians and services to actively promote and encourage this

collaborative partnership between families, patients, and themselves.

The Six Key Standards of Triangle of Care

1) Carers and the essential role they play are identified at first contact or as soon as possible
thereafter.

2) Staff are ‘carer aware’ and trained in carer engagement strategies.

3) Policy and practice protocols regarding confidentiality and sharing information are in place.

4) Defined post(s) responsible for carers are in place.

5) A carer introduction to the service and staff is available, with a relevant range of information
across the care pathway.

6) A range of carer support services is available.

Source: Worthington, A., Rooney, P., Hannan, R. (2010). The Triangle of Care Carers Included: A
Guide to Best Practice in Mental Health Care in England. Second Edition.
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Section 1.4. Types of Family Interventions

1.4.1 Family Psychoeducation

Psychoeducation refers to the knowledge (illness-related, communication skills, problem-
solving skills, etc.) provided by clinicians (sometimes along with family and patient peers)
about psychosis and its treatment to families (171). Psychoeducation often comes through
individual or group training (in person or online), with participants including patients and/or
families, and clinicians providing information (172-176). It is a key component of evidence-

based care for patients diagnosed with psychosis (175, 177).

Numerous randomized controlled trials and systematic reviews attest to the clinical and
recovery benefits of families participating in psychoeducation, including reduced relapse
rates, improved understanding of symptom triggers and warning signs of despair, a boost in
self-efficacy and hope, a sense of empowerment, and a greater use of mental health services
(178-180). Given this, it is regarded as a recommended practice to provide family members
with the right education (Health Service Executive (HSE), 2019). According to several studies
(174, 181-183), positive engagement of family members with psychoeducation programs has
been linked to interrupting problematic patterns of interaction between the patient and
family members. Additionally, it has been demonstrated to have a good influence on the

caregiver’s perceived burden, coping skills, and crisis problem-solving (184).

Few studies have specifically investigated attributes that influence involvement with group
psychoeducation. The research that has been published on various dimensions of
involvement reveals that clinician, participant, and intervention factors all influence families’
participation in psychoeducation programmes. Family-related variables include their mood
(185), conflicting demands (185, 186), challenges in the group contexts, and confidentiality
concerns (187). Personal conviction in the therapeutic value of group psychoeducation (188)
and their abilities in encouraging participant engagement (185, 189) are examples of clinician-

related variables.
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A recent study (190) found that some elements that increased involvement in
psychoeducation were driven by participants, well-involved clinicians, peer co-facilitation and
assistance, and trained and sensitive facilitators. Some of the barriers identified were
patients’ poor readiness to involve their family member(s), their concerns about stigma and
confidentiality, a need to dissociate oneself from mental health services, a lack of
encouragement for program engagement within households and uneasiness within the
group. With regards to the programme, inconvenient timing and barriers related to the
duration, accessibility and visibility of the program were noted. Poor skillsets possessed by
clinicians were a barrier to engagement from the clinician’s side. Racial-ethnic differences

have also been noted in the uptake of family interventions such as psychoeducation (191).

Briefly, a few notable mentions of different kinds of psychoeducation for psychosis developed
in Quebec, are 1) AVEC (French)/WITH (English) (Accompagner, Valider, Echanger,
Comprendre/ Wellness, Inform, Talk, Help), a multifamily group intervention for family
cognitive behaviour therapy for early psychosis (CBTp) (192) and 2) and Profamille, a two-
year, evidence-based family group psychoeducation programme for psychosis spectrum
disorders (193, 194). Most early intervention services for psychosis offer group family
psychoeducation (82), with varying rates of uptake and low uptake particularly among family

members other than mothers (195).

1.4.2 Multifamily Group Therapy

Multifamily group therapy is an evidence-based therapy which combines elements of family
psychoeducation and behavioural family therapy (196), provided to multiple families (and
their loved ones with psychosis) in a group setting (197, 198). Multifamily group therapy is a
four-stage method that begins with creating rapport with families, followed by
psychoeducational seminars on the illness, relapse prevention utilizing problem-solving skills,
and ultimately, offering vocational and social skills training. It is believed that by learning and
sharing their experiences in a group setting, families can expand their social networks and
social capital, decrease isolation and stigma, enhance their problem-solving abilities, and
reduce the impact of psychosis on the person and the family. Over a two-year period,

evidence suggests that multifamily group therapy is effective in lowering relapse and
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hospitalizations and enhancing family wellbeing (171). Despite this, there are several
challenges to establishing and sustaining multifamily group therapy in clinical practice
(around bringing 4-5 families and patients together regularly for many months; funding for

hiring and training therapists; drop-outs, and so on).

1.4.3 Family Therapy

In the context of psychosis, many families can effectively address conflicts and enhance
relationships and emotional wellbeing by themselves or through shorter interventions like
psychoeducation. However, some families may require more intense, extensive and long-
term assistance. Family therapy is a form of psychotherapeutic intervention that aims to
alleviate distress or conflicts within families by altering the dynamics and interactions among
its members, facilitated by a family therapist (199). The objective of family therapy in cases
of severe mental illness is to discern familial dynamics that may contribute to the
exacerbation of the patients' distress, while concurrently shifting the emphasis towards

treating the family as a unit, rather than an individual person who experiences the illness.

Family therapy can be grounded in various theoretical frameworks. Family therapy, which is
grounded in the theoretical framework of Family Systems Theory (200), conceptualizes each
family as a complex system comprised of various subsystems (such as parents, children,
couples, and siblings). Additionally, families are seen as existing within a larger supra-system
(such as a caste, tribe, culture, society, or legal framework) that exerts influence and shapes

their functioning.

According to Shi et al. (2017) (201), within the framework of systemic family therapies,
symptoms of psychosis are regarded as playing a substantial role in familial relationships and
interactions. Systemic family therapists aid families in dismantling detrimental patterns of
interaction by engaging in discussions regarding the significance they attribute to symptoms,
as well as identifying the ways in which symptoms are perpetuated through circular
interactions. According to Burbach (2018) (202), the outcome of this phenomenon is the re-
evaluation of behaviours, enhanced comprehension among individuals, and the amelioration

of interactions and the overall emotional atmosphere within the familial unit.
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Behavioural family therapy (196) is an intervention that focuses on imparting skills to family
members. This intervention aims to educate them about the illness and its management,
enhance their communication abilities, facilitate problem-solving, and promote effective
stress management. In the management of severe mental disorders, it is frequently employed
either as a stand-alone intervention or in conjunction with family psychoeducation. The
sessions encompass the participation of the patient as well as other family members, typically
spanning a duration of 10-12 sessions conducted over a period of six months. Behavioural
techniques, including the implementation of reinforcement, role plays, rehearsal, homework

exercises, and instructions, are employed as a means to induce change.

1.4.4 Family Peer Support

Family peer support is based on the premise that establishing meaningful interpersonal
connections and fostering a collective sense of community are fundamental to the healing
process (203). This model of family involvement emerged from the framework of self-help
groups. Family peer support groups are support groups where families get together to listen

and support each other as they care for their loved one who is experiencing psychosis.

Peer support is commonly distinguished by its reciprocal and egalitarian nature, wherein
individuals who have encountered comparable challenges engage with others in a supportive
manner. Adapted to families, peer support refers to the provision of social and emotional
support, often accompanied by practical assistance, by individuals with similar conditions and
difficulties (204). Within the framework of the peer support group, it is possible for a family
to encounter individuals who share similar conditions and identify themselves as actively

engaged in the process of facilitating recovery (205, 206,207, 208).

Cohen and Mullender (209) categorize peer support groups into three distinct types, namely
remedial, interactional, and social, based on their respective emphases on personal,
interpersonal, and/or sociopolitical aspects within the recovery process. The remedial group
places its emphasis on the individual's process of recovery, while the interactional group
focuses on both interpersonal relationships and personal experiences. On the other hand, the

social goals group integrates the personal, interpersonal, and political aspects.

35



Family peer support is often employed to assist behavioural change and self-care in an array
of chronic diseases (210). The milieu of a peer support group generates a sense of
psychological support, information sharing, camaraderie, reassurance and acceptance among
group members, unlike typical healthcare facilities, which are frequently stigmatized by the
wider community (211, 212). It is thought that these positive attributes can successfully
address hopelessness and behavioural issues related to mental illness, specifically psychosis-
spectrum disorders, by means of interpersonal sharing, modelling, and help within or outside
of group sessions (213, 214). In early psychosis, family peer support has been associated with

hope, wellbeing, and empowerment (203).

Section 1.5. Barriers to Family Involvement in Care and Treatment for Psychosis

Despite documented benefits of family involvement for patients’ recovery and families’
wellbeing, there are many reports that mental healthcare systems and clinicians do not
provide adequate space for involving families in treatment for persons with psychosis (215-

217).

Generally, more families are inclined to be involved in treatment, than not, in treatment for
psychosis (218, 219). Nonetheless, in psychosis in general and in early intervention services
for psychosis in particular, family involvement in treatment and the uptake and
implementation of family interventions like psychoeducation is not always consistent (220).
Racial-ethnic differences have been noted in the uptake of family interventions such as
psychoeducation (191). In a large, randomized trial of NAVIGATE, a specialized treatment
program for psychosis in the USA, 69% of family members did not take part in family
psychoeducation and only 29% attended five or more appointments(221), with non-
Caucasian families being more likely to have not attended at least 5 appointments. Secondary
analyses found that families of black participants were less likely than those of white

participants to receive family psychoeducation(191).

A multinational study in early psychosis that was carried out in Norway and Denmark found

that 89% of families agreed to be involved along with their loved ones in a multifamily
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psychoeducational program while 8% (n=20) of the family overtly refused, and other reasons
for non-participation majorly stemmed from a patient’s refusal to involve families (n=79,
33%), or language barriers or history of sexual abuse within family, or families were far away
from the clinic or caring for physically ill individuals (n=26, 9%) (218). Another study in Italy
revealed that 23% of family members declined an invitation to participate in

psychoeducation, while the rest actively attended (222).

In the Canadian context, 88% of families were reported to attend at least one of three sessions
of psychoeducation in a Montreal early intervention service for psychosis (195). For this same
program, lyer et al. (162) found that while a high percent of families (70-80%) were involved
during the first few months of treatment, this reduced over the course of treatment. This
study is among less than a handful of studies in early psychosis that have looked at how family
involvement changes over the course of a follow-up. Furthermore, the literature is also
generally restricted to a course, binary indicator of whether families are involved or not at a
point in early psychosis treatment, typically upon entry (223, 224). On the other hand, in a
large early intervention program in Ontario, family reported top barriers for treatment
disengagement endorsed by both patients 28.7% (n = 48) and families 39.2% (n = 31), was
medication side effects, the location of services (26.6%, n = 21), the hours that services are
available (19.0%, n = 15), patients' desire to handle issues on their own (16.5%, n = 13), and

patients' dislike or lack of trust in the doctor (17.7%, n = 14) (225).

While it is well acknowledged (as well as documented in qualitative research) that families
are involved in various ways in treatment for early psychosis, few (if any) studies have
documented about the actual extent to which families concretely support treatment, for
example, by reminding their loved one to take medication or by accompanying them to their
appointments (one of the gaps my doctoral work seeks to address). Overall, however, there
is consensus that we need to better understand and systematically address factors that
influence family involvement in treatment and the successful implementation of family

interventions in early intervention services for psychosis.

Below we summarize the literature on barriers to family involvement in psychosis, most of

which comes from multiple-episode schizophrenia studies with a smaller proportion from
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early psychosis. Further, while theoretical and evidence synthesis on barriers (226) have
organized barriers at the level of various stakeholders (patients, clinicians, families, systems),
most investigations, including in early psychosis, have rarely studied family involvement from
the lens of various stakeholder groups within the same study (again, these knowledge gaps

informed by doctoral work).

Individuals with psychosis may be unwilling to have their families involved in treatment, with
concerns about privacy, being judged, worry about causing more stress and burden, fear of
being stressed through their involvement, and poor interfamilial relationships (227-230). In
addition, for persons with psychosis, stigma and discrimination also prevent them from
reaching out to others and getting them involved in the treatment process (114, 231, 232).
Lack of patient consent to involve families is also mentioned as an obstacle to their

involvement in treatment by professionals (89, 127, 233).

Some reasons why families may not be keen to get involved in treatment maybe that they
think their participation would not make a difference to theirill loved one or that theirill loved
one does not require help (186, 219). Further, the families might not think that the treatment
process concerns them (234). Families may also not realize the value in continuing to
participate in the treatment after the initial contact with clinicians (235)). Studies have also
found that families withdraw from getting involved when they receive inadequate and unclear

information about psychosis and the treatment (236, 237).

Sometimes families may be concerned about how their loved ones may react when they share
some information about them to the clinicians. Being wary of disrupting their personal
relationship with the patient and the therapeutic relationship between the patient and the
clinician, families may be selective with the aspects of treatment they want to get involved in
(238, 239). Families sometimes express concerns about whether they are the ideal family
member to get engaged in the process. Competing demands such as job, child and elderly
care and social commitments can also impede family involvement (239, 240). Difficult family
dynamics (226, 241), families’ frustrations with mental health services, their procedures, wait
times, poor service management (242) or use of jargon in communication (243) can further

hinder families’ involvement.
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First-time family carers of a person experiencing psychosis may face two specific additional
barriers to their involvement in treatment. First, they may have a limited understanding of
resources; and second, an uncertainty about how to access services. Some families may be
unsure of whom to turn to for assistance or where to find relevant resources. Also, when
approaching various agencies, families may not succeed in accessing services for their loved
one because of restricted criteria for entry, such as diagnostic and age restrictions or because
some services do not take on “cases” when only a family member seeks help (without their ill
family member). However, with perseverance, first-time carers often finally learn about the
existence and location of early intervention services, sometimes through friends and even

through general physicians (244).

Clinicians have also reported challenges in identifying supportive family members and
involving them in treatment (112, 245-250). Family involvement in treatment is a question of
both how willingly clinicians and services invite families on board, and about families
themselves taking the initiative (or having the capacity) to be involved. Recently, a study in
Montreal, Canada reported that the family contact with the treatment team in an early
intervention service decreased over the course of a follow-up. The median months of contact
was 10 out of a total of 24 months. A deeper examination indicated that over the course of
the service, the number of families for whom clinicians deemed contact as not necessarily
increased with time (162). Thus, clinicians' perspectives influence family involvement in
treatment. Clinicians maybe unwilling to include families in treatment if they are seen as
overly involved (104, 251) or have poor knowledge of mental illness (186, 248, 251). However,
few studies have examined how clinicians navigate competing priorities such as family

involvement and a heavy caseload with many imminent responsibilities.

Prior research has shown that among patients with psychosis, a significant minority reported
that clinicians' attitudes and beliefs also impeded family involvement in treatment (187, 252).
Clinicians sometimes place an excessive emphasis on the privacy of the treatment which
hinders family involvement and denies families access to important information (even general
information about the illness or treatment which is possible even if their ill loved one has

denied consent) (237, 253). Clinicians' belief that families should take the responsibility for
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caring for their relative without feeling that treatment teams should then be responsible for
informing and equipping them, as well as the constant struggle of who knows the best for the

ill individual remain major issues (238, 254).

At the other end of the spectrum, clinicians report having fears, uncertainties and questions
about their own competence in involving families in treatment (246, 255, 256) and working
with them collaboratively (186, 237, 256, 257). There may also be instances of inter-
professional conflict (between nurses versus psychiatrists) about who should lead family

interventions and each of their specific roles and responsibilities in this regard (256).

Yet another barrier related to clinicians and services perceived by families is that care is not
flexible enough to accommodate family needs (252). Family members’ descriptions of
organizational barriers include the absence of resources required to execute family
involvement, such as time, space, etc. (237, 238). Large-scale organizational impediments
described by clinicians include the shortage of time for family interventions and logistical
challenges (186, 187, 237, 239, 248-250, 256-259), and issues with assigning family
interventions a higher priority within the service (112, 247, 249, 256).

First-time caregivers face three major first-episode psychosis service-focused barriers
because of both systemic and procedural flaws in service delivery. One structural barrier that
they may face is a lack of mental health services specializing in first-episode psychosis or
meeting the specific needs of younger patients. Another obstacle to overcome is that their ill
family member must seem truly ill to physicians; otherwise, they could be refused admission
to service. Thus, caregivers continue to struggle to find help for their family member until they
are admitted to services. Concerns regarding poor service response in crisis situations,
particularly during late-night hours and weekends, are another service-related procedural

obstacle.

1.6. Caregiving in Psychosis - the Canadian Context

A Statistics Canada report (260), evaluated various categories of family caregivers based on

their relationships to care recipients (patients). Note that this was not an exclusively mental
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health-focused study. This report observed that in 2012, 8 million Canadians, or 28% of the
population over the age of 15, cared for loved ones or acquaintances who had a chronic
illness, a disability, or issues related to ageing. According to the survey, 8% of the most
common/regular caregivers—those who provided care for a loved one at least two hours
each week—cared for their spouse or partner, and 5% of them looked after children under 18

years of age.

For all caregivers of children (i.e., those below 18 years of age), mental health issues were the
primary cause of caregiving (23%). For caregivers of a spouse or partner, mental health stood
as the 4th cause. Moreover, although elder parents' caregivers were more numerous, they
have less overall stress than caregivers of partners and children. The study also discovered
that they were more affected by the psychological, physiological, financial, and occupational
repercussions of caregiving. Psychological symptoms of caregivers included worry and
anxiety, exhaustion, rage, and agitation, feeling weighed down, and difficulty sleeping. Many
people claimed to believe that providing care has a negative impact on their own general
health and that their financial commitment was also significant. One in four working family
caregivers of a partner or child with a mental health problem had fewer working hours which

translates to lower pay.

Lately, a few policy documents and initiatives have been launched to address the taxing
circumstances of caregivers and their special needs. Among these initiatives are the National
Guidelines for a Comprehensive Service System to Support Family Caregivers of Adults with
Mental Health Problems and llinesses (121) developed by the Mental Health Commission of
Canada and launched in the year 2013. Likewise, two others are the Canadian Employers for
Caregivers Plan (261) and the Mobilizing Action, Family Caregivers in Canada project (262).
Though not specific to caregivers of individuals with mental illness, these initiatives support
the implementation of benefits for caregivers. Finally, there is the National Standard of
Canada for Psychological Health and Safety in the Workplace (263) launched in early 2013,
which is not exclusively directed at caregivers but nonetheless has some mentions specific to

them.
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In summary, the dynamics of families caring for individuals with psychosis are complex,
characterized by numerous challenges such as identifying the illness, accessing mental
healthcare, and navigating emotional and financial strains. Despite systemic barriers and
limited resources, involving families in care has proven beneficial, leading to fewer relapses
and improved quality of life for both patients and families. Various frameworks like the
Triangle of Care and interventions like family psychoeducation emphasize collaborative
partnerships between key stakeholders, patients, clinicians, and families, however, existing
research approaches on understanding family involvement in early psychosis care are
predominantly focused on individual stakeholder perspectives, i.e., multi-stakeholder (e.g.,
patients, families, clinicians) and policy perspectives are ignored. There is a need to
understand meaningful family engagement practices in real-world service delivery through
preference-based and measurement-based care approaches from a holistic standpoint. Due
to this rationale, certain researchers in the field of family engagement advocate for the
augmentation of multiple and mixed methods, which involve combining various research
approaches, in order to comprehensively investigate complex implementation

research inquiries (176, 226).
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Chapter 2. Research Rationale, Objectives, Research Questions and
Approach

2.1 Research Rationale

Families play a pivotal role in taking care of, supporting, seeking treatment, and advocating
for their loved ones living with early psychosis. All stakeholders, including patients, families,
clinicians, and policymakers, acknowledge the benefits of family involvement in promoting
clinical and functional outcomes and the need for partnership with families in regular clinical
care in early intervention services (EIS) for psychosis. Yet, families consistently describe
feeling disrespected and neglected by the system, in that, their needs are unmet, and their
involvement is obstructed by various barriers (264, 265). For example, ambiguity around
elements of involvement (such as consent and confidentiality, nature, and logistics of
involvement) act as significant barriers to uptake of family involvement in practice. Currently,
in Canada, there is a lack of in-depth knowledge about preferences of multiple stakeholders
regarding how families should be involved in the care and treatment within early intervention
services for psychosis. These knowledge gaps must be addressed to truly improve family

involvement practices in early intervention services for psychosis in Canada.

The present research addresses several knowledge gaps regarding family involvement in early
intervention services for psychosis. While some albeit limited prior research has been
conducted on understanding family involvement in mental health services from multiple
stakeholder perspectives, there is limited research into understanding family involvement
(among first-time caregivers) in early intervention services for psychosis from a system and
triadic perspective (triadic here referring to the perspectives of patients, families, and
clinicians/treatment providers). This knowledge gap is problematic as current
implementation efforts in early intervention services for psychosis across the world strongly
endorse families as partners in routine care. Yet little is known about how various
stakeholders prefer families to be involved in care and treatment and how they are currently
involved in care. Past research has demonstrated the importance of and need for involving

families to promote better patient engagement and outcomes in early intervention

43



treatment. This requires knowledge of barriers that early intervention services, families,
patients, and policymakers face when trying to involve families in their context and of
patterns, convergences, and divergences between various stakeholder groups with respect to
family involvement in routine care (both in terms of preferences around and actual
expressions of family involvement). Such knowledge has significant implications for increasing
uptake of family involvement in routine care, which in turn can improve outcomes, prevent
significant delays in seeking treatment, and alleviate distress among patients and their

families and clinicians and the overall care system.

This work also addresses gaps in implementing family involvement in early intervention
services for psychosis. While their heightened need for family involvement is well-
acknowledged, few studies have investigated stakeholders’ preferences of family
involvement in early intervention services for psychosis, including for types of involvement,
and regarding navigating consent and confidentiality. Understanding the various components
of family involvement and multiple stakeholders’ perspectives and preferences regarding
these is essential for the better uptake of family involvement and improving overall delivery
of early intervention services for psychosis. Overall, this work will examine family involvement
in a novel and comprehensive manner — analyzing guidelines, perceptions, and preferences;
and actual expressions of family involvement in treatment, from the perspective of patients,
families, clinicians, and policymakers, and using policy analysis, qualitative and quantitative
methods. The knowledge generated through these studies can help inform policy and service
recommendations for family involvement in early intervention services for psychosis and
facilitate collaborative, patient-and “family-friendly” delivery of care (which, based on the
literature on the benefits of family involvement (140), we argue will definitely improve patient

and family outcomes).

2.2 Specific Objectives

This dissertation aims to advance understanding regarding the involvement of families in the
treatment of young people receiving early intervention services for psychosis, with a view to
guiding efforts to improve service delivery in the Canadian context, with respect to family

involvement and interventions. The three specific objectives of this dissertation are to:
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1)

3)

Identify, synthesize and appraise clinical practice recommendations for family
work in early intervention services (EIS) for psychosis in Canada, specifically
focusing on dimensions related to their implementability and identifying gaps that

can contribute to their poorer uptake.

Understand the views and preferences of multiple pertinent stakeholder groups
(patients, families, clinicians, and program administrators) regarding family

involvement in early intervention services for psychosis.

Examine concrete forms of and attitudes towards family involvement in early

intervention services for psychosis as reported by patients, families, and clinicians.

2.3 Research Questions

To achieve the objectives, the following three research questions were addressed:

1)

2)

3)

What is the current state of clinical practice recommendations for family
involvement in early intervention services for psychosis and are these

implementable?

What are the views and preferences of patients, families, and clinicians regarding

the involvement of families in early intervention services for psychosis?

How do concrete forms of and attitudes towards family involvement change over
the course of a follow-up in early intervention services for psychosis? And are

these similar or different across patients, their families and their case managers?

2.4 Research Approach

This dissertation comprises three manuscripts. In the first manuscript, a systems approach

was utilized through the examination of clinical practice recommendations for family

interventions and involvement, through a grey literature review of clinical practice guidance

documents published in and for populations in Canada.
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In the second manuscript, a multi-stakeholder perspective approach was employed, through
a qualitative consultation session regarding family involvement in early intervention services
for psychosis and a quantitative prioritization of preferences activity. This study involved
patients, families, and clinicians from a Montreal-based early intervention service for

psychosis.

Finally, in the third manuscript, a multi-stakeholder, data-driven approach was employed,
using longitudinal data on specific types of family involvement from two specific early
intervention services for psychosis in Montreal, Canada. The findings derived from these
investigations will contribute to the expanding corpus of scholarly work that examines family

involvement and its application in early intervention services for psychosis.

This dissertation embraces the paradigm of pragmatism as its guiding framework. Pragmatism
is an epistemological framework that posits that research should be driven by the intention
to generate practical knowledge and should encompass a diverse range of methodologies that
are appropriate for addressing specific research inquiries (266). Pragmatic research
orientations primarily prioritize the consequences or outcomes of research inquiries, rather
than placing primary emphasis on the employed methodologies (267). The adoption of this
approach was motivated by the overarching objective of the research to prioritize real-world

issues and ascertain practical solutions to address them.

2.5 Researcher Reflexivity and Positionality

The first author on the following papers, Helen Martin (HM), is a doctoral candidate in a
Canadian university, where the majority of the students and faculty are white. The university
is situated on the lands which long served as a site of meeting and exchange among
Indigenous peoples, including the Haudenosaunee and Anishinabeg nations. HM
acknowledges and thanks the diverse Indigenous peoples whose presence marked this
territory on which the peoples of the world, and she now gathers. HM identifies as an able-
bodied, middle-class city dweller, a first-generation university student with modern and
westernized (colonial) educational and mental healthcare practitioner experiences and a

person of colour from a low- and middle-income country (of South Asian descent). She
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belonged to a religious minority group in India where she lived before migrating to Canada

for graduate studies.

HM is a former clinical social worker who worked with people with chronic mental illness and
first-episode psychosis for four years. Her cross-disciplinary training and experience in India
fuelled her interest and research in evidence-based methods, knowledge translation,
implementation science, cross-cultural research, and stakeholder engagement. During her
doctoral training, she was based at the Prevention and Early Intervention for Psychosis, an
early intervention service for psychosis in Montreal, Quebec, a predominantly French-

speaking province of Canada.

HM is fluent in English and has limited French proficiency; hence, she relies on translators
when needed. These translators have been professional colleagues from the clinic, and
sometimes they are other students. Her research is informed by a commitment to minimizing
and closing the gap between research and real-world practice, also known as the know-do
gap in mental healthcare, through an implementation and knowledge translation lens. HM
reflected on her positionality and valued reflexivity in carrying out all aspects of her research

including conception, recruitment, interpretation, and knowledge translation.
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Abstract

Background: Despite the well-known benefits of family involvement and interventions, gaps
remain in their implementation across early intervention services for psychosis.
Guidelines/standards have been developed to guide early psychosis services and bridge
evidence-implementation gaps. But no attention has been paid to the nature and quality of
these guidelines and what they recommend regarding family involvement and interventions.
We therefore aimed to identify, critically synthesize, and appraise the quality of family-

focused recommendations in Canadian guidelines for early psychosis.

Methods: We systematically searched grey literature to identify Canadian guidance
documents for early psychosis. From each document, bibliographic information (e.g.,
publication year) and family-focused recommendations were extracted. All family-focused
recommendations were subject to content analysis and mapped against a multidimensional
patient and family engagement framework. All guidelines were appraised using AGREE-REX,
which assesses rigor and implementability. Family-focused recommendations were

separately rated on three AGREE-REX items. Results are presented descriptively.

Results: Seven documents were included, with five provincial early psychosis guidelines and
two Canada-wide guidelines for schizophrenia-spectrum disorders with early psychosis
sections. 96 specific family-focused recommendations were extracted covering 21 themes.
Only two themes (family psychoeducation; involving families in treatment planning) were
endorsed by five/seven guidelines, with other themes in <4 guidelines. 77.4% of
recommendations were about direct care; 22.5% about involving families in organizational
design and governance; 0% about involvement in policymaking. No guidelines had
recommendations for involving families in inpatient care and only two for navigating consent
vis-a-vis family involvement. AGREE-REX item ratings for selecting relevant outcomes and
local applicability of recommendations were lower for family-focused recommendations than
overall guidelines. Nearly all guidelines fared poorly in eliciting families’ values/preferences

in developing guidelines.
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Conclusion: Few family-focused recommendations featured consistently across early
psychosis guidelines. There was little guidance on navigating well-acknowledged barriers to
family involvement (e.g., consent, confidentiality). Our analysis revealed critical gaps,
including the need to view families not only as care recipients but also as partners in
treatment decision-making and services and policy-design. Future guidelines must integrate
stakeholders’ values and preferences, and guidance on implementing recommendations in

diverse real-world settings.
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1. Background

As most individuals are young at the onset of psychosis?, families play a critical role in the lives
and treatment of persons with first-episode psychosis, initiating help-seeking, supporting and
promoting service engagement and medication adherence, and liaising with treating teams
particularly during crises® 3. Numerous studies have linked family involvement with myriad
outcomes such as reduced relapses and all-cause mortality, improved quality of life and
functional and subjective recovery® °. In psychosis, family interventions (e.g., family
psychoeducation, multiple family group therapy) are among the interventions with the

strongest and most consistent evidence for their benefits®.

Despite these well-known benefits of family involvement in early psychosis treatment and
family interventions, gaps remain in their implementation and uptake, including in Canada.
Despite sometimes starting off high, family involvement in treatment reduces and becomes
inconsistent over the course of treatment” 8. Implementation rates for family interventions
range from 57-80% ° and uptake is even lower, for instance, with only 0.1-32 % attending
all family psychoeducation sessions® 12, More disconcertingly, qualitative research points to
families consistently feeling excluded, not regularly informed, their perspective not
adequately considered, their needs not sufficiently assessed or met®? and their involvement

obstructed by various barriers'® 1418

To promote standardized, evidence-based service delivery across early psychosis programs,
several provincial and Canada-level clinical guidance documents have been published2?,
Indeed, healthcare practices are mandated by and monitored/audited using clinical practice
guidelines, which also serve to reduce inconsistencies in implementation of core components.
But no attention has yet been paid to the nature and quality of early psychosis guidelines
themselves and what they recommend with respect to family involvement and interventions.
Our study therefore undertook a review, critical synthesis and quality appraisal of family-
focused recommendations in guidelines for early intervention services for psychosis in

Canada.
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While the literature points to family-focused interventions with robust and persistent
evidence?, we do not know if these have been codified into guidelines. Multiple factors can
facilitate and hinder the implementation and uptake of evidence-based interventions?? 23,
and healthcare programs and providers need support and guidance to apply evidence-based
practices/recommendations in real-world settings, that vary in terms of populations, context
and service resources and capabilities. The extent to which extant Canadian psychosis

guidelines are attentive to implementability considerations has not yet been studied.

In Canada and globally, patients and families are increasingly seen not merely as care
recipients but as partners in their care, as well as in designing services, research, guidelines
and policies'® 24, Furthermore, patient and family engagement are widely acknowledged as
foundational in early intervention for psychosis?>2¢. Whether and how these professed values
are operationalized within guidelines and their recommendations remains unknown. By
addressing these knowledge gaps, our study is an important starting point to improving family

involvement and interventions in early psychosis.
The study’s specific objectives were to:

1. Identify and critically synthesize family-focused recommendations in early
intervention services for psychosis and map them against a multi-dimensional patient
and family engagement framework.?’

2. Assess the quality and implementability of overall and family-focused
recommendations.

2. Methods

Our study is a systematic review of Canadian clinical guidance documents on early psychosis,

followed by their critical synthesis and quality appraisal.

2.1 Search Strategy
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We primarily searched for grey literature as clinical guidance documents are generally non-
peer-reviewed publications?®. Using terms related to psychosis/schizophrenia, early
intervention/first-episode and guidelines/guidance/standards/policy, we carried out Google
search and an advanced Google search (first five pages) and validated our results by experts.

Search was conducted in 2022 and updated in April 2024.

2.2 Inclusion and Exclusion Criteria

Documents were included if they: i) were labeled as guidelines/standards; ii) exclusively
focused on early stages of psychosis or on schizophrenia-spectrum illnesses and had a
dedicated section on early stages of/intervention for psychosis; iii) focused on either a
province within Canada or all of Canada; and iv) were in English or French or both. When
multiple versions were found for the same jurisdiction, the most recently dated

guideline/standards were included.

Excluded were dissertations, literature reviews, informational reports, program
descriptions/evaluations, publications exclusively centered on pharmacotherapy and

drafts/summaries (e.g., quick reference guides).

Two trained reviewers screened titles and executive summaries; retained eligible documents;
carried out deduplication; independently screened full texts; and made final selections.

Decisions were based on consensus and discrepancies resolved by author SI.

2.3 Quality Appraisal

The Appraisal of Guidelines Research & Evaluation—Recommendation EXcellence (AGREE-
REX) , a validated nine-item instrument developed in 2019, was used to assess the quality of
recommendations in the included guidance documents?®. AGREE-REX was chosen because it
assesses rigor of evidence and methodology, as well as implementability of recommendations

(e.g., were stakeholder preferences considered, adaptation to local context, etc.).
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As recommended?®, three scores were derived for (a) items on a 7-point scale (1=lowest
quality; 7 = highest quality) (b) domains by adding up scores for the three items each that fell
under Clinical Applicability; Values and Preferences and Implementability; and (c) overall by
adding up all item scores. Items 3 (Applicability to patients/populations), 5 (Values and
Preferences of Patients/Populations) and 9 (Local Application and Adoption) were rated
twice, for overall recommendations and for the cluster of family-focused recommendations.
Domain and overall scores were converted into percentages and classified as >70% = high

quality, <30% = low quality and 31% - 70% = moderate quality.

Four raters, with experience in early psychosis, independently appraised the documents using
AGREE-REX and arrived at scores via consensus. For documents not exclusively early
psychosis-focused, appraisal included reviewing the early psychosis, introductory and

methodology sections.

2.4 Data Extraction and Management

Two authors independently extracted and discussed pertinent data from all included
documents onto a predesigned MS Excel spreadsheet, resolved disagreements by consensus
and documented decisions and received ongoing team feedback/guidance. Document
characteristics were extracted including authors, publication year and type (guideline,
standards, etc.), targeted age group, geographic scope, funding source, focus (early psychosis-

focused or not), length and number of bibliographic references.

All family-focused recommendations (conceptualized broadly to include any family
involvement in treatment and family interventions) were extracted separately into two
categories (A) “Specific recommendations”, a specific recommendation/performance
indicator (typically presented as a bullet point/box/numbered section) and (B) “General
statements”, recommendations found in general sections but not explicitly labelled as a
recommendation (e.g., a sentence in introduction “families should be considered key
partners”). Clinical guideline developing bodies3? typically focus on the first category of

recommendations.

54



2.5 Data Synthesis

Themes reflected in the family-focused recommendations were identified using the directed
content analysis approach where codes were defined before (using existing literature) and
during (iterative process informed by data) analysis® 32. Two raters independently
categorized key elements into codes, code categories and finally into themes, through

iterative discussion and refinement.

Specific family-focused recommendations were mapped using a patient and family co-
designed multi-dimensional framework for patient and family engagement in healthcare?’.
Each recommendation was categorized as aligning with one of three options within the
framework’s “continuum for engagement”(consultation; involvement; and partnership and
shared leadership); and “levels of engagement” (involvement in direct care; organizational
design; and governance and policy-making). Increased engagement is indicated by moving to
the right on the engagement continuum, for each of the levels. The framework also recognizes

individual, organizational and systemic factors that influence engagement.

3. Results

3.1 Description of Included Documents

Seven documents (from 2009-2022) were included (Table 1). Two were peer-reviewed and
the others were grey literature. Five documents were standards or guidelines for five specific
provinces: New Brunswick (NB)33, Nova Scotia (NS)**, Quebec (QC)*°, Ontario (ON)?!, and
British Columbia (BC)?°. These were developed and funded by their respective provincial
health ministries. Only one of these documents had a previous version (QC). Besides NS, the
provincial documents exclusively focused on early psychosis. The NS guidelines were for
mental health services in the province, with a specific section on early psychosis. The two
peer-reviewed articles focused on schizophrenia-spectrum disorders, with specific sections
on early stages of psychosis (Canada2017a and Canada2017b)3> 3¢, All documents covered
recommendations for pharmacological and non-pharmacological treatments. The documents

had various names, including guidelines, standards (in the case of two), guidelines and

55



standards, practice guidelines, administrative guidelines, and cadre de référence (French
terminology referring to guidelines). All early psychosis guidelines targeted adolescence and
early adulthood, but no two documents stipulated the same age. Five were only in English;

one was only in French (QC) and one in both English and French (NB).

A single methodological exercise resulted in the two peer-reviewed documents, one covering
assessment and diagnosis, and the other covering community treatment of schizophrenia-
related disorders. These methods were outlined in an additional publication®’, which we also
used for extraction and quality appraisal. The Quebec guidelines referenced the government’s

overall mental health action plan32, which was considered in extraction and appraisal.

3.2 Involvement of Families in Guidelines Development

The single methodological exercise resulting in the two Canadian peer-reviewed guidelines
involved two named family caregivers as members of their national multidisciplinary team.
The ON standards named one family member from a named family organization as having
been involved. The BC document referred to an advisory council including members from
family organizations (numbers and names not provided). The NS document referenced
seeking consumer opinions, although it is unclear if this included families. The NB and QC
documents have no information on whether families were involved (the QC document has a

list of names with no additional details).

3.3 Themes

27 themes were identified from the literature and analysis of the extracted recommendations
(Table 2). One theme identified as salient in the literature, “families involved during their ill
family member’s inpatient care” was not identified in any of the included documents.

Supplement Y presents each recommendation against its corresponding theme.

3.3.1 Specific Family-Focused Recommendations
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96 specific family-focused recommendations were identified from all seven documents, which
covered 21/27 themes (Supplement Y). The number of recommendations (Table 3) varied

from 40 (BC) to one (Canada2017b).

The topmost commonly endorsed recommendations (five/seven documents) pertained to
involving families in developing patients’ treatment/care plans (BC, Canada2017a, ON, NS,
QC), and provision of family education/psychoeducation (BC, Canada2017b, ON, NB, QC).
Four documents each recommended families’ involvement in community outreach (BC, ON,
NS, NB); providing other family supports such as community resources and self-care
management (BC, ON NB, NS); and involving families in patients’ assessments (NS, BC, ON,

Canada2017a).

Recommendations pertaining to: involving families in seeking consent from patients (Canada
2017a, ON, NS); assessing family-focused domains such as needs/satisfaction (BC, ON, QC);
type and modality of service delivery such as family-friendly environment (BC, ON, QC); and
making description of services/program available to families (BC, ON, NS) were each found in

any three documents.

Recommendations on family peer support (BC, ON); navigating patients’ confidentiality vis-a-
vis family member’s needs and desire for information (ON); specific interventions other than
family psychoeducation and peer support (BC, ON); different types and frequencies of
contact/communications between families and treating teams (BC, ON); integrating
clinician(s) with expertise in family approaches (NB, QC); involving families in relapse
prevention (BC, ON) and patients’ discharge planning (BC, ON); care plans to meet families’
needs (BC, ON); involving families in program/service improvement/design (BC); provision of
culturally sensitive care (ON) and description of families’ roles and responsibilities (ON) were

each found in any one-to-two of the seven documents.

3.3.2 General Statements

Five/seven documents (BC, Canada2017a, ON, NS, , QC,) contained 43 general statements,

some of which were broad (“Services include crisis and emergency response service, and
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individual/group/family assessments and treatment services” in the NS document ) whereas
others referred to concrete practices (“In rural areas, peer linking may require creative and
diverse strategies (e.g., family-to-family newsletters, secure web-based discussion groups,
etc.)” in the BC document). These general statements spanned 24/27 themes. General
statements in the QC document covered more themes than specific recommendations and,
although not presented in a box such as their specific recommendations were, they were still
worded as recommendations E.g., under addressing confidentiality, a general statement was
“a young person whose family is already aware that he or she is being followed at PPEP may
refuse to allow his or her parents to be met and involved in his or her follow-up, but these
parents could still receive general psychological education about psychosis and its

treatment.”?® However, this theme was not covered in their specific recommendations.

3.4 Engagement Framework

Three out of 96 recommendations focused on clinicians' skillsets rather than tangible
practices for families and were therefore not mapped against the engagement framework.
Most recommendations (n = 72/93, 77.4%) fell under the "direct care" level of engagement,
within which the highest number of recommendations reflected the lowest degree of the
continuum of engagement i.e., consultation (30/72, 41.6%), followed by partnership and
shared leadership (27/72, 37.5%) and then involvement (15/72, 20.8%) (Table 4). Only 21
recommendations from three jurisdictions (BC, ON, NS) had recommendations for involving
families in organizational design and governance (n=21/93, 22.5%) that reflected lower
degrees of the continuum of engagement ( consultation = 14; involvement = 5; partnership
and shared leadership = 2). There were no recommendations about involving families in
policymaking. Supplement Y presents each recommendation by level and continuum of

engagement.

3.5 Quality Appraisal

Only one document (BC) ranked high quality overall and for its three domains. One document
(NB) ranked low quality in all three domains and overall. This was a brief document (seven

pages which includes both English and French versions) which may have resulted in low
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scores. The remaining five documents were of moderate overall quality, with individual
domains also ranked moderate quality except for the two peer-reviewed Canadian guidelines.
These two documents ranked high quality in clinical applicability, scoring high in integrating
“evidence” and "applicability to target users” given the use of detailed, rigorous

methodology?’.

Table 5b shows that on the three pertinent items, family-focused recommendations were
never rated higher than overall recommendations. On item 3 which assesses the extent to
which relevant outcomes were considered in developing recommendations, how these were
ascertained as relevant and whether recommendations were tailored to particular
populations, five/seven documents scored lower for family recommendations than overall,
with scores mostly in the low to low-moderate range, except for BC and ON which scored

higher.

On item 5, nearly all guidelines performed similarly in the low to low-moderate range overall
and for family-focused recommendations except for Canada 2017b and QC were slightly lower
in family-focused recommendations, indicating that most had not elicited the values and
preferences of families (and patients) in developing guidelines (or in reporting this if these

were elicited), and in considering the acceptability of recommendations.

On Item 9 which focuses on “implementability” covering aspects like local applicability, how
recommendations can be tailored to contexts/settings, costs, resources,
training/competencies, etc., all guidelines consistently performed worse with respect to
family-focused recommendations with generally low ratings, compared to overall

recommendations with moderate to high ratings.

4, Discussion

4.1 Content of Family-Focused Recommendations

All extant Canadian guidance documents acknowledge “families” as a stakeholder group in

the treatment of psychosis, as reflected in all documents having family-focused
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recommendations that covered a variety of themes. What is, however, concerning is that few
recommendations featured consistently across all or most guidance documents. Also, most
explicit recommendations were about involving families in “direct care”, with less than a
guarter recommending their involvement in organizational design and governance and none
recommending that they be involved in policymaking. Recommendations about involving
families in design and governance also rarely saw them as partners with shared leadership.
This may partially be attributable to increased breadth and depth of patient and family
engagement becoming more prominently encouraged relatively recently in Canadian

healthcare?®.

Most guidelines had an emphasis on family education/psychoeducation, aligning with the
meta-analytic evidence for its benefits®®. Most guidelines also had recommendation(s)
around involving families in their loved one’s assessment and treatment planning, although
these varied in number and level of detail. ON guidelines had nine explicit recommendations
under these themes stating that families be involved in assessments, initial treatment
planning, review of progress and so on. The QC document had one explicit recommendation
under this theme about involving the family along with the patient in updating the
intervention plan every 6 months. Given the increasing emphasis on measurement-based
care and learning health systems?3, it is noteworthy that three/seven guidelines made explicit
recommendations about assessing families’ needs and satisfaction with services, which could
be considered in common measurement-based care protocols for early psychosis programs.
The BC document provided 12 additional measurable family-focused indicators (e.g., number
of care plans signed by families; number of families engaged, etc.) and the ON document
additionally recommended assessing families’” goals and aspirations. These could be
considered as candidates by future guidelines and measurement-based efforts in early

psychosis.

With two exceptions (ON with an explicit recommendation, QC with general statements),
there was no advice for navigating patients’ consent and confidentiality vis-a-vis involving
families in treatment. This despite several studies identifying these as significant deterrents
to family engagement in early psychosis intervention and mental healthcare®#!, While some

authors have also proposed strategies to navigate disagreements around decision-making
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and confidentiality among patients, caregivers, and families?® 4% 42, these were not featured
in the recommendations. Encouragingly, both ON and QC provide clear, converging
recommendations for when patients refuse consent for involving families, namely, that
treating teams discuss the benefits of family involvement with the patient and if the patient
still refuses, treating teams can listen to the family’s concerns and provide them psychosocial
support and education (while respecting patient’s choice by not disclosing details about their
care). Using these as examples and being guided by literature and stakeholder inputs, future
guidelines must make recommendations for involving families when patients refuse consent,
but that acknowledge consent as fluid (e.g., patients may consent but not want all information
to be shared with families) and evolving (e.g., patients may refuse consent initially but shift

over the course of treatment)® 26, 41,42,

Beyond psychoeducation, most guidelines had relatively sparse recommendations about
specific evidence-based family interventions. This despite a rich body of evidence for family-
focused interventions (e.g., multiple family group therapy) and patient-focused interventions

that involve families (e.g., cognitive-behavior therapy for psychosis)*3-.

4.2 Quality and Implementability of Family-Focused Recommendations

Our analysis highlighted significant gaps in the quality of family-focused recommendations
within Canadian early psychosis guidelines and these guidelines overall. The first pertains to
the little attention paid to implementability and applicability considerations like training,
resources, adaptations to local contexts, etc. which may help explain evidence/standards-
practice gaps in early psychosis programs, and their poor and inconsistent implementation of
family-focused recommendations?? 46 47, Generally, there have been few applications of
implementation science in early psychosis*® 4°. Family work recommendations were much
more likely to be formulated in ways that did not support their implementability, with generic
statements or statements lacking information to operationalize them (e.g., In Canada2017b,
“Individuals in the first episode of psychosis should receive treatment within the context of
an evidence-based coordinated specialty service. This should be multidisciplinary and
encompass the following: Family involvement and family interventions” (with 4 other listed

treatments).
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The second pertains to many guidelines not having - actively and systematically elicited the
values and preferences of families; specified outcomes relevant for families; or clarified how
listed outcomes were picked as relevant. Families were mentioned as having been involved
in developing only two early psychosis-specific and the Canada-wide guidelines. Most
documents and evidence informing them were created prior to the patient-oriented research
push in Canada®°. Low(er) ratings on this (and other AGREE-REX) item(s) may have also arisen
because sufficient information (e.g., if families were included, how their opinions were
considered) was not reported in the guidelines. Still, given that “engagement” is at the heart
of early psychosis intervention®®, it is incumbent upon those developing guidelines that
recommendations reflect the values and preferences of families (and patients) and that the
strategies used to gather these are clearly outlined. Strategies could range from involving
family members (with diverse lived experiences) during guidelines development, integrating
literature on values and preferences of families, etc. These may be helpful in identifying and
endorsing services/practices that may not as of yet have the highest levels of strength and
consistency of evidence®® but may be consistently valued and advocated for by lived

experience stakeholders (e.g., peer support).

The third pertains to most guidelines not detailing how and when recommendations should
be tailored to particular subsets of families based on age, ethnicity, etc. Equity considerations
have increasingly become central in healthcare, but may not have been well integrated into
these guidelines that were mostly published over five years ago. Definitions of “family” and
familial values and views about mental illnesses and caregiving are influenced by social-
cultural dimensions®2°%). Factors like ethnicity have also been shown to impact uptake of
family interventions® along with being associated with risk for psychosis and pathways to
care®® 7, Early psychosis guidelines must provide guidance on when and how to adapt
recommendations based on factors like ethnicity, disability, economic status and their

intersectionalities.
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5. Limitations and Strengths

Our review focused on family-focused recommendations in early psychosis guidelines, but the
extent to which early psychosis programs are actually guided by guidelines developed in their
own jurisdiction (and/or Canadian guidelines) is not clear. Nonetheless, because these
guidelines enjoy the support of relevant ministries, they could be argued to be credible
representations of minimally acceptable standards of early psychosis care in their respective

jurisdictions.

On the AGREE-REX, a score of 1 (lowest quality) could either reflect poorest quality or that
guideline developers undertook methods but failed to describe them. Our protocol did not
allow us to distinguish these unless we contacted all developers, which we did not do. While
the AGREE-REX developers provide thresholds for high, moderate and low quality for overall
scores, they do not provide similar thresholds for individual items and domains. We used
similar cutoffs for individual items and domains, along with detailed descriptions of their
quality. Notwithstanding these limitations, AGREE-REX permits a comprehensive evaluation
of recommendations in terms of their implementability and rigor, and should be used when

developing future guidelines.

Our review also has noteworthy strengths. To our knowledge, this is the first literature review
that analyzed the quality of family work recommendations in guidance documents for early
intervention for psychosis in Canada, using a novel, validated quality appraisal tool?°. Using a
well-regarded engagement framework?’, we evaluated the level and continuum of
engagement in family-focused recommendations, which allowed us to identify substantive
(e.g., no involvement in policymaking) and process (e.g., families often involved not as
partners, but consulted) gaps. Our review provides the first systematic collation and critical
synthesis of family-focused recommendations across Canadian early psychosis guidance
documents, which provides all jurisdictions and early psychosis programs a menu of strategies
for family involvement and interventions and a list of convergent practices (e.g.,

psychoeducation) to be prioritized.
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6. Implications

Our critical analysis using multiple methods — bottom-up content analysis, top-down mapping
against an engagement framework and quality appraisal — yielded a thorough portrait of the
state of family-focused recommendations in Canadian early psychosis guidelines. Given that
guidelines provide directions to optimize and deliver high-quality patient and family care, it is
critical that they are implementable in routine practice and provide the best possible
evidence- and values-informed recommendations for direct care and for involving families
(and patients) in services and policy design. Our work informs concrete recommendations for
current practice and future efforts to develop/update guidelines (Table 6). Because AGREE-
REX could be used as a methodological checklist to formulate and report the quality of
recommendations, our results serve as a benchmark against which future early psychosis

guidelines and recommendations can be measured.
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Table 1 Description of included documents in chronological order

Authors [ Publication Target  |Volume) No. of
S.no Document P Year | Province . Funding Focus audience (in |references
& e (age) pages) | listed
ptandards for Mental {Province of) Nova Mot Section on
1 |Health Services in ) 2009 Scotia Standards ) | 15—45years| 225 17=
) Mova Scotia mentioned |Early Psychosis
Mova Scotia N3]
IStandards and Ministry of
(Guidelines for Earl ] jti ini
uidelines for £arly | ezt services | 2010 | BUSh e idelines ang| Ministry of Early early
2 |Psychosis ) Columbia Health . adolescence | 106 132
: Province of Standards ) Intervention . o
Intervention (EPI) " . (BC) Services to mid-thirties
British Columbia
Programs
Cntario 14 -35 years.
Early Psychosis Crtario Ministry| Ontario Ministry of Eari (exceptions
3 |Intervention Program| of Health and | 2011 (ON] Standards Health and Intewe:tiﬂn assessed on 35 21
Standards Long-Term Care Long-Term an individual
Care basis)
Early Psychosis
Services M.B. [/ New
1 Sgwlces . Department of 2011 |Brunswick Adm!mst.ratwe Ngt Early . Upto30years, 7 0
d'intervention Health (NB) guidelines mentioned | Intervention
précoce en cas de
psychose au M.-B.
Canadian Guidelines Donald Mathison
for the Assessment Addington, Centre for
and Diagnosis of Sabina Abidi, Canada Mental Health| Sectionon not
6 [Patients with lliana Garcia- |2017g (Canada | Guidelines |Research and| First Episode mentioned 10 5=
ISchizophrenia Crtega, William 2017a) Education, Psychosis
Spectrum and Other G. Honer, University of
Peychotic Disorders | Zahinoor lsmail Calgary
Canadian Practice Donald .
A . Mathison
\Guidelines for Addington, )
- ; Centre for | Sectionon
Comprehensive Elizabeth
c . And Canada Bracti Menital Health Early "
5 ommunity NAETSOn. —hn1 7y (Canada ractice Research and | Intervention, na 11 18-
[Treatment for Martina Kelly, guidelines ) ) ) menticned
) . ) 2017h) Education, | First Episode
[Schizoghrenia and Alain Lesage, ) . ;i
) ) A University of | Psychosis
ISchizophrenia Chris Calzar
ISpectrum Disorders Summerville gary
ICadre de référence:
P -
d'riDriErEar:rnETEzns our Ministry of Quebec Guidzlined w;:::;r: rll:lc: Earl
7 rventions p Healthand  [2022 (Cadre de ' ¥ | 12-35years | 54 77
premiers épisodes Sorial Sarvicess: (QC) reference] Social Intervention
peychotigues (PIPER) Servicesd

2 ed

Legend: *Only from early psychosis section; # Translated from French version
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Table 2 Family work themes from specific reconumendations and general statements (n=27)

Canada

Canada

Themses / Documents NS BC NE 2017a 2017b Qc
an_:u._hes mx'o_li'e:l]_n E-ana_ut'a treannau.cplan development,” shared £ - = } £ R £+
decizion making with patient and cinician
Family educadon, psychoeducation - x* x* X - X X
Other family supports (eg., self-care, link: to community services) X X x* X - - -
Families involved in commumity cwtreach / referrals b4 X x* X - - =
Tnrolve families in patient assessment outcomes for patents (e.g.,
intzke aszezsment, family history, ete) X == X - B - -
Drezcripton of servics,/ program given to families b4 X x - - - =
Trpe of serrice delivery zetting (e.g. familr-fiendiy physical
environment) or modality (e.z., treatment in community settings o - x* x* - - - ™
for 3 vears fior contimmity of care for families)

Consent to treatment b4 - " - X - =
Aszzesgng family-focuzed domains (e.z., Family sadsfaction, needs . - = } A R £+
25zessment, socio-cultural context, Tiness explanatory models) .
Family peer support - X x* - - - =
ERecomonendation cutlines prescribed frequency for treatment team B x x } A R -
to have commmnication,/contact with family :
Pamilies involved in transition,” discharge planning - X x - - - =
FPamilies nvolved in relapse prevention - x* x - - - -
Deevelop care plan for the family member - x x - - - -
Pamilp-focuzed psychosocial mterventions fe.g., family therapy) - ™ x - - - =
Provision of family specializt in treatment team (e-g., bazed on Iness B } A . A R £+
phase, family approaches, peer sopport worker, culturz] diversity)
Addressing confdentality izsues (e.g,, discus: confdentality with B } = } A R -
patent and family) )
Family irrrolvemant in program/ service improvement = x* - - - - -
Cuolmrally sensitire care for families - = x - - - =
Description of families roles and responsibilities given to families - - x - - - -
Families mrolved during their il family member's inpatient care B } A } A R
hogpitalization
Families are partners in care/sngaps m meaningful collaboration,” } - i ) - } }
engagernent, empotwenment
Stgma prevention - = = - - - -
FPamily's elipibility for services Je.z., All young people with a first
episoda of psychosis and their families should be eligible for EFT - = - - - - -
progtams.)
Family involvement in advoczey activites ) " ) ) ) - )
Families to be active partner:s in pharmacological treatment - - ) - ) B "
Dnration of services to families (eg., Services are availzble to clients - - - . - - -
and familiss across all phases of recovery or relapse)
Themes fiom specific recommendations only n a 7 12 4 1 1 1
Themes from general statements only n 2 7 1 0 1 0 n
Themes from both specific recommendations and general

) 1 ] ] 0 2 1] 4
statements only n

8 2 19 4 4 1 16

Taotal themes n (out of 27)

Lspemgr: x: specific recommendations; * general statements, - o nfoonaton
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Table 3: Heat-map showing an overview of AGREE-REX scores in chronological order

Total no. of No. of specific . AGREE- REX Domain Scores (% out of 100)
specific family Add't'c_'"sl Domain 1 Domain 2 Domain 3 AGREE-REX
D‘:_:'L:r"t re.c ommendat | recommendations "::::r:;l: Clinical Values and Overall
ions (only EI (% of total . N Implementability Scores
(see Table 1) section recommendations) ewdel:lee applicability | Preferences (%) (% / 100)
considered for apprmsal (%) (%)
docs. 1, 5 and 6)
NS* 26 4(15) No
BC 156 40 (26) No
ON 83 39 (47) No
NB 17 3(18) No
Canada 2017 a* 7 3 (43) Yes #
Canada 2017 b* 3 1(33) Yes #
Qc 2022 36 6 (17) Yes
Total 328 96
Legend:

El = early intervention for psychosis
* Total number of recommendations combining those for El and non-El sections were 264, 22 and 33 in documents 1, 5 and 6.
#The same published peer-reviewed methods article was used for both (Pringsheim & Addington, 2017)
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Table 4: Mapping family work onto the patient and family engagement framework
Heat-map shows an overview of family work specific recommendations from included guidelines
mapped onto Carman et al."s patient and family engagement framework

Continuum of engagement

Partnership
Document Consultation | Invelvement and shared
leadership

Recommendations in counts n

2
8

NS
BC

ON 15
NB
Direct Canada 2017a
Care Canada 2017b
Qc*
Totaln

[ N N

A LN N R T sl =

Total direct
care level n
NS
BC
ON
NB*
Canada 2017a
Canada 2017b
ac
Total n

Organizational
Levels design
of and

Engagement governance

Total
organizational 21
level n
NS
BC
OM
NB
Canada 2017a

Poli
o1y Canada 2017b
making
ac
Total n 0 0 0
Total policy
making level 0
n

Legend: *3 recommendations (QC= 2; NB = 1) were not mapped as it is for clinicians’
competence than concrete family practice hence n will not add to total number of
recommendations (n=96)

Above 5

1 to 5 recommendations .
recommendations
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Table 5a: AGREE-REX item scores

Canada | Canada

Items NS| BC| ON| NB 2017a 2017b ac
Domain 1: Clinical applicability
Item 1: Evidence 4 | 5 3 1 6 6 4
Item 2: Applicahility to target users 3|5 4 3 6 6 5
Item 3: Overall rating: Applicability to patients/populations 4 | 6 5 3 4 5 5
Item 3: Family rating: Applicahility to families/populations 4 | 5 5 2 3 4 4
Domain 2: Values and preferences
Item 4: Vaues and Preferences of target users 4 | 6 4 2 5 5 5
Item 5: Overall: Vaues and Preferences of patients/populations 2| 4 4 2 3 5 4
Item 5: Family: Vaues and Preferences of families/populations 2 | 4 4 2 3 4 3
Item 6: Vaues and Preferences of policy/decision makers 3| 6 5 3 2 3 4
Item 7: Vaues and Preferences of guideline developers 3|5 4 2 3 3 4
Domain 3: Implementability
Item &: Purpose 4 6 5 3 4 4 5
Item 9: Overall: Local application and adaptation 4 | 6 5 2 3 4 5
Item 9: Family: Local application and adaptation 2| 4| 3 1 2 2 3

Note 1: ltem Scoring recommended by AGREE-REX (p. 8,9): A score of 1 should be given if there is no information that is relevant to the AGREE-REX item’s
criteria or the item’s criteria were not considered in the formulation of the guideline recommendations. A score of 7 should be given if all the item’s criteria
have been carefully and thoroughly considered in the formulation of the recommendation(s). A score between 2 and 6 should be given when some but not all
of the item’s criteria are considered in the formulation of the recommendation(s) and/or the link between the criteria and the recommendations is not
optimal.

Note 2: ltem Scoring 2-6 as determined by authors to match the scope of the study: Score of 2 should be given when a mere statement is given; score of 3
should be given when more than one of the criteria (but less than half) are fulfilled; score of 4 should be given when half of the criteria are partizlly fulfilled,
there is less information; score of 5 should be given when half the criteria are completely fulfilled, there is more information; score of 6 should be given when
every criteria is mostly fulfilled.

Table 5h: Comparison between overall recommendations vs family focused recommendations AGREE-REX item

ratings
Canada Canada
Items NS BC | ON | NB 2017a 2017b Qc
Domain 1: Clinical applicability
Item 3-Overall rating: Applicability to patients/populations 4 6 5 3 4 5 5
Item 3-Family rating: Applicability to families/populations 4= | 5. | 5= | 2. 3. 4. 4.

Domain 2: Values and Preferences

Itern 5-Overall: Vaues and Preferences of
patients/populations 2 4 4 2 3 5 4

Item 5-Family: Vaues and Preferences of

families/populations 2= 4= 4= 2= 3= 4., 3.
Domain 3: Implementability

Item 2-Overall: Local application and adaptation 4 6 5 2 3 4 5
Iterm 9-Family: Local application and adaptation 20 | 4de | 3d- | 14 2. 2. 3.1

Mote: Listed are ratings from 1 to 7 for each item; Higher ratings indicate better quality. Lower arrow .J- indicates
that rating was lower for family-focused recommendations than overall/patient-focused recommendations, and
equal indicates ratings were the same.
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Table 6: Recommendations for future development and update of guidelines for early intervention for
psychosis, particularly with respect to family work practices

1) To achieve high quality, guideline developers must synchronize recommendations and clinical practice
document development using guideline development metrics/reporting guidelines such as SIGN, GRADE,
AGREE Il, European Minimum Quality Standards (EQUS), etc.

2] To achieve better implementability of guidelines and their applicability to local contexts, guideline
developers must synchronize recommendations and clinical practice document development using AGREE-
REX. Guidelines should also pay greater attention to principles of equity, diversity, and inclusion, by
ensuring that they cover how recommendations can be tailored to particular subsets of patient and family
populations and particular contexts.

3] Recommendations should ensure that they span all levels of patient and family engagement (direct care,
organization and governance, policymaking) and be attentive to the continuum of engagement, ensuring
that engagement is not always at the lowest level of consultation.

4]  All pertinent stakeholder groups (patients, families, clinicians, decision-makers, researchers and policy-
makers) must be involved in the guidelines development process, including patients and families, paying
attention to having a diversity of experiences among those involved; using evidence-based methods for co-
designing guidelines with stakeholders; aligning stakeholder engagement practices with reporting
guidelines such as AGREE and AGREE-REX. All published documents should explicitly outline how
stakeholders were involved in the guideline’s development process (using criteria outlined in AGREE II).

5] In addition to involving pertinent stakeholders in guidelines development, guidelines should be based on
an extensive literature review and wide consultations. Specific recommendations should be anchored in
evidence (paying attention to levels of evidence and grade of recommendation, as outlined in AGREE,
GRADE, SORT, etc.). Evidence should be gathered and synthesized not only on interventions/practices that
can be recommended but also on what outcomes should be focused on, why these outcomes are relevant,
how these outcomes were chosen as relevant, and how the values and preferences of pertinent
stakeholder groups were sought and integrated in prioritizing outcomes.

6] Evidence on implementation of best practices and existing guidelines should also be gathered and
considered in developing guidelines, so that future efforts to develop and update guidelines can account
for how guidelines can be applied and adapted, based on implementation factors such as resources,
training, costs, etc. and contextual factors such as population characteristics, geography, health
organizational type, etc.

SIGN: Harbour, R, Miller, I, Grant, A. M., & Scottish Intercollegiote Guideline {2001). A revised method for the grading of guideline
recammendations. British Medical Journal, 323({7308), 334-336. hitps //doi org/10. 1136/bmj 323 7308 334 GRADE: Guyaott, G. H., Oxman,
A D, Vist, G. E, Kunz, R, Falck-Ytter, ¥, Alonso-Coella, P, & Schinemann, H. 1. {2008). GRADE: an emerging consensus on rating quality of
evidence and strength of recommendations. Bmj, 336(7650), 924-926; AGREE-REX: Brouwers, M. C., Spithoff, K, Kerkuliet, K, Alonso-Coello,
P., Burgers, J., Cluzeau, F., Férvers, B., Groham, I, Grimshaw, J., Hanna, 5., Kastner, M., Kho, M., Qaseem, A., Straus, 5., & Florez, I. D. (2020).
Development and Validation of a Tool to Assess the Quality of Clinical Practice Guideline Recommendaotions. JAMA netwark open, 3(5),
e205535. https.//doi. org/10. 1001 fjomanetworkopen. 2020 5535; AGREE-II: Brouwers, M. C., Kho, M. E., Browman, G. P., Burgers, I. 5.,
Cluzeau, F., Feder, G., Fervers, B., Graham, I. D., Grimshaw, I, Hanna, 5. E., Littlejohns, P., Makarski, 1., Zitzelsberger, L., & AGREE Next Steps
Consortium (2010). AGREE Il advancing guideline development, reporting and euafuatrcrn in health core. CVAJ : Canadian Medical
Association journal = journal de I"Assaciation medicale Canodienne, 182(18), ER39—-F842_ https://doi org/10 1503 /cmaoj 090449 FQUS:
Schaub MP, Uchtenhagen A, EQUS Expert Group. Building o European consensus on minimum gquality standards for drug treotment,
rehabilitation and horm reduction. European Addiction Research. 2013 ;19(6):314-324. DOI: 10.1153/000350740. PMID: 237 74998; SORT:
Ebell, M. H.,, Siwek, 1., Weiss, B. D, Woolf, 5. H., Susman, J., Ewigman, B., & Bowman, M. {2004). Strength of recommendation taxonomy
(SORT): o patient-centered approach to grading evidence in the medical literature. The Journal of the American Boord of Family

Practice, 17(1), 59-67.
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Bridge 1

Manuscript | was a review of Canadian clinical guidance documents on early psychosis, with
the goal of extracting and mapping family-focused recommendations, their implementability,
and the level (direct care to policy making) and continuum (from consultation to partnership)

of engagement of families reflected in the recommendations.

Findings from Manuscript | clarified the nature of Canadian clinical practice recommendations
for offering family interventions and involving families in early intervention services for
psychosis. These recommendations are generally overarching statements that are poorly
operationalized and mainly concentrated around family interventions like family
psychoeducation (group and/or individual) and the generic idea of families being involved.
Furthermore, the assumption that families are care “recipients” than “partners” is evident
from the nature of recommendations postulated in the clinical practice guidance documents,
although more recent documents (ON, BC, QC) reflect a transition in outlook from recipients

to partners.

We found that the implementability of the family recommendations were mostly of moderate
quality. The preferences of the patients and families were either rarely systematically elicited
(or reported) during the development of clinical practice recommendations. Along with policy
makers and clinicians, the perspectives of patients and families are central to the formulation

of clinical practice recommendations and guidelines.

Beyond this review, a majority of the family literature also investigates the efficacy and
effectiveness of family interventions, and/or the experiences and needs of families in the
caregiving role. Not much research has elicited the views and preferences of all pertinent
stakeholder groups — patients, families, clinicians, and managers — regarding family
involvement in early intervention services for psychosis and its actual operationalization and
implementation. Gaps also remain about how these stakeholder perspectives converge and
diverge, and the specific ways in which family involvement is navigated (e.g., around

confidentiality, balancing competing priorities for clinicians, etc.).
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An exploration of the preferences of multiple stakeholder groups for involving families in
routine clinical care in early intervention services for psychosis was thus an evident next step.
Innovatively, we undertook a single full day, consultation meeting involving representatives
from all stakeholder groups (patients, families, case managers, decision-makers and
psychiatrist) using a modified nominal group technique to elicit in-depth views and
preferences regarding family involvement, followed by an e-survey to prioritize their
preferences. Our discussion guide was informed by findings from the review (Chapter 3), as

well as the literature on families in early psychosis (Chapter 1).

Modified nominal group technique methodology, like other consensus building techniques,
includes using a group to make decisions, solve problems, and develop solutions. A distinct
feature of this methodology is that each member of the group provides their perspective on
the topic on their own, then duplicate answers are removed, and the remaining solutions are
ranked in order of preference. More importantly, modified nominal group technique
generates more ideas than typical group discourse and balances individual influence by
reducing power imbalances. This technique reduces pressure to comply and the tendency

that one or two people (e.g., established leaders) dominate the discussion.

In the following study, modified nominal group technique employed maximum discussion
time, which yielded full development of ideas and nuanced insights. A follow-up e-survey
prioritized strategies around the involvement of families in early intervention services for
psychosis, which fit our objective of deriving an understanding of multiple stakeholders'
preferences for family involvement that is at once rich and implementable. Such insights are
critical for generating implementable recommendations for involving families in care, that are
anchored in the preferences of patients, families, clinicians, and decision-makers, as well as

informed by evidence and existing guidance/policy recommendations.
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Abstract

Background: Families are involved in the care of their loved one(s) experiencing psychosis
even before contact with healthcare services is made. There is consistent evidence that family
involvement leads to improved outcomes and recovery in early intervention for psychosis.
However, relatively less is known about how various stakeholders (patients, families, and
clinicians) prefer that families get involved in early psychosis care. This study aims to
understand patients’, families’, and clinicians’ views about and preferences for involving

families in care for youth experiencing early psychosis.

Methods: The study employed a modified nominal group technique and took place at an early
intervention service for psychosis in Montreal. Nine participants including patients, family
members, and clinicians participated in a one-day stakeholder consultation workshop.
Informed by findings from this discussion, four questions with 10
statements/recommendations under each were generated and the same participants were
asked to rank these statements/ recommendations in an e-survey. Data were analyzed in 3
stages (1) qualitative thematic analysis for the group discussion (2) content analysis of group
discussion data to generate questions and associated statements/recommendations, (3)
tabulation of ranks to identify the most important, moderately important, and leastimportant

statements for the whole group.

Results: Three themes were identified from the group discussion: Meaning and value of family
involvement, Factors that influence family involvement (including a subtheme around
consent and confidentiality), and Preferred ways and methods of family involvement. In the
second stage, four questions were generated: (i) In what ways should families/ carers of
persons with psychosis be involved in early intervention services? (ii) What influences the
involvement of families/carers of persons with psychosis? (iii) How often should
families/carers be involved? (iv) How should consent and confidentiality be dealt with in
involving families/carers? Ten statements were also generated under each question, which
were ranked from 1 (most important) to 10 (least important) by participants. In the third

stage, an analysis of the ranking revealed that there was a consensus among stakeholders
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that: families be involved during crises and relapse; families keep the treating teams updated
about the patient; maintaining contact with each other is the responsibility of both treating
teams and families; there be common guidelines about involving families in treatment; and
lack of patient consent need not prevent treating teams from receiving information from
families and sharing general information with them. Finally, there was consensus that when
patients were not inclined to involve their families in treatment, treating teams could have a

dialogue with patients that family involvement in treatment could be helpful.

Conclusion: There is consensus among patients, families, and clinicians that contact between
the family and the treating team needs to continue over the course of the treatment.
However, there may be differences among them about the method, frequency, and content
of such contacts, which are also seen as varying based on clinical, familial, and developmental
factors. While all agree that consent and confidentiality are to be respected, there is also
widespread consensus that these need not necessarily deter family involvement and that
these aspects evolve and should therefore be revisited over the course of treatment. Our
findings highlight the value of a trialogue between the patient, family, and the treating team
regarding the nature of contact and family involvement in treatment. Future work can
operationalize these findings into more concrete recommendations for family involvement in

early intervention services for psychosis.
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1. Introduction

Family involvement in early intervention services for psychosis has the potential to benefit
patients, family members, clinicians, and society at large. There is a wealth of evidence for
the substantial benefits of family interventions and family involvement in treatment for
achieving better clinical, social, vocational, recovery and quality of life outcomes for patients
with first-episode psychosis (1-6). Despite this, there are common challenges across early
intervention services for psychosis such as poor and inconsistent implementation of

recommendations around family involvement and interventions.

Although most early intervention services for psychosis in Canada and elsewhere offer family
psychoeducation (7-9), few have reported on the level of their uptake among families. The
few studies that have reported on this have shown that there is a substantial proportion of
families (ranging from 30% to 50%) who do not participate in even a single psychoeducation
session, with these percents rising when it comes to attending all offered sessions (10, 11).
While treatment teams have contact with most families in the initial phases of treatment, this
generally wanes as treatment progresses (3, 12). This is disconcerting because contact
between families and treatment teams is at once the simplest and the most essential and
foundational family work practice, as family contact with treatment team has been linked to
a wide range of outcomes ranging from improved service engagement and medication

adherence to reduced mortality rates (3, 13, 14).

Furthermore, uptake of more specialized family interventions (e.g., family psychoeducation,
family therapy) may depend on families’ trust and confidence, that regular contact between
treatment teams and families is essential to build (15, 16). As is, specialized interventions may
face an even higher level of implementation barriers (e.g., multiple family group therapy
requires a closed group of family-patient dyads to meet over a period of six months) than just
ensuring contact between families and treatment teams. Still, there are difficulties even in
this regard, as is also evident from the fact that families themselves repeatedly discuss feeling
poorly or inconsistently informed and excluded from treatment decision-making for their

loved ones with psychosis (17, 18).
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These implementation problems stand in sharp contrast to the widespread consensus among
clinicians and decision- and policy makers regarding the importance of involving families in
the care of young persons with psychosis, as reflected in most guidelines for early intervention

services for psychosis (19-22).

Our review and critical appraisal of Canadian guidelines for early intervention services for
psychosis revealed some important gaps that may be contributing to poor and/or inconsistent
involvement of families in early intervention services for psychosis. Some of these gaps are
also evident and have been pointed out in the literature on family involvement in psychosis,
and barriers to such involvement (23, 24). Chief among these is that the views, values, and
preferences of key stakeholder groups in the clinical encounter — families, patients and
clinicians — have not always been systematically elicited and integrated in arriving at an

understanding of what family involvement looks like and should look like in actual practice.

When stakeholders’ views have been sought, this has often been in a siloed fashion with most
studies focusing on select stakeholder groups, one at a time (25, 26). This may also explain at
least partially why recommendations for family work in current guidelines are often generic
and not “measurable”, and provide little guidance on how these can be applied and adapted
in real-world settings (22). Even when these generic actions and targets in guidelines may be
informed by evidence and intuitively seem appropriate, they may not accurately reflect what
is important, or what is most important, to key stakeholders, including patients, family
members, and clinicians, particularly when they balance multiple priorities (e.g., valuing

alliance with and confidentiality of patients vis-a-vis informing and involving families).

Across various fields of contemporary healthcare, it is widely recognized that incorporating
the preferences of patients, family members, clinicians and other stakeholder groups is
essential at all levels of decision-making (27-30). There has also been advocacy for the
inclusion of different stakeholder voices and perspectives in early psychosis (31, 32). There
are two primary justifications for incorporating patient and family preferences into the
decision-making process in mental healthcare: ethical and outcomes-based. Attending to the
preferences of those with lived experience aligns with ethical and rights-based principles that

uphold dignity and inclusion (33), expressed in the idea of “nothing about us without us” (34).
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Beyond this, evidence also suggests that individuals are more inclined to initiate and
participate in treatments that align with their preferences, resulting in improved clinical

outcomes (35).

To our knowledge, there is currently no evidence on the views and preferences of multiple
stakeholders (patients; families; and clinicians and clinician-decision-makers/program
leaders) regarding the specific topic of the involvement of families in early intervention
services for psychosis, particularly in the Canadian context. Gaps also remain about how these
stakeholders’ perspectives converge and diverge; how stakeholders currently navigate family
work and associated tensions and decision-points (e.g., around confidentiality, balancing
competing priorities for clinicians, etc.); and how they think these should be effectively

navigated (i.e., their preferences).

Addressing these gaps, we conducted a two-part study with two objectives (a) to explore in
depth the views and preferences of all pertinent stakeholder groups regarding the
involvement of families in early intervention services for psychosis; (b) to arrive at a concrete
set of recommendations for how often families should be involved over the course of their
loved one’s follow-up and how patient consent and confidentiality vis-a-vis the involvement
of their families should be navigated. We aimed to derive these recommendations, first by
formulating specific statements arrived at based on the in-depth multi-stakeholder discussion
in the first part, and then by asking the same set of stakeholders to rank these based on their
preference. Along with these recommendations, we also sought to derive a triangulated,
stakeholder-informed and actionable understanding of the various ways in which families are
and could be involved, and the myriad factors that influence their level and nature of

involvement.

2. Methods

2.1 Study Design and Setting

The study employed a cross-sectional design and qualitative research methodology, with the

first part being a group discussion and consultation workshop, and the second being an e-
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survey. The data was collected using a modified Nominal Group Technique, a consensus-
building method. The modified nominal group technique is a structured multi-step facilitated
group meeting approach which requires various stakeholders to discuss and prioritize
responses to specific questions (36). Refer to figure 1 for detailed modified nominal group

technique process used in the current study.

The modified nominal group technique was carried out at a specialized early intervention
service for psychosis in Montreal, Quebec, Canada (name of program [and cites] not provided
to reduce identifiability of participants). The publicly funded, catchment-area based program
is in a stand-alone building in a hospital with an academic affiliation. The program serves
individuals between the ages of 14 and 35 who met DSM-IV-TR criteria (37) for a non-affective
or affective psychotic disorder; had not been treated for more than 30 days; and did not have
a pervasive development disorder, intellectual disability (i.e., intelligence quotient less than

70) or a primary substance use disorder at the time of admission.

The program provides a two-year treatment that includes case management, medication
management and family psychoeducation. Additional psychosocial interventions (e.g., family
peer support, cognitive-behavior therapy, etc.) are provided based on patient and family
needs and preferences. Ethics approval was obtained from the research ethics board of the
affiliated institution. All participants provided informed consent. The study was guided by the
patient engagement framework of the Strategy for Patient-Oriented Research (SPOR), Canada
(27) in that it was co-designed with inputs from a family peer support worker; focused on
bringing all stakeholder group representatives together and eliciting all their perspectives;

and aimed to yield findings with direct implications for improving services and policy.

2.2 Sampling Strategy and Recruitment

The same sample participated in both parts of the study. Our sample comprised individuals
with first-episode psychosis and family members (could be parents, siblings, partners,
spouses, etc.) of persons with first-episode psychosis who were currently receiving or had
received services in the past five years from the participating early intervention service for

psychosis, as well as clinicians with experience in the same program.
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Potential participants were recruited using purposive sampling — to ensure that we recruited
patients and families who were currently using and those who had completed the two-year
program recently and who were of different genders and ethnicity to the extent possible; and
clinicians who had only clinical and who had clinical and program coordination/administration
roles and who were physicians (psychiatrist) and non-physicians (case managers). Information
about the study was shared by clinicians and family peer support workers with patients and
family members coming to the service and via a poster in the waiting area. While participants
could speak in any language they preferred, we recruited those who were comfortable
comprehending both languages (French and English) so they could understand and
participate fully in the full-day consultation workshop. We did not recruit from patient-family
dyads, i.e., patient and their own family member. We also ensured that the participating

patients and families were not being currently followed by any of the participating clinicians.

In keeping with other studies using nominal group technique in health services research (38-
41), we targeted a sample size of 9 to facilitate meaningful exchange and ensured an equal
representation from the three stakeholder groups — patients, families and clinicians-team

leads.

2.3 Study Materials

Participants completed socio-demographic information such as age, gender, sex (male,
female, etc.), education (high school, CEGEP, Bachelor, Masters’, Ph.D., etc.), employment,
relationship status, living situation, ethnicity, whether they were currently or previously
followed by the early psychosis program, and type of clinician role (social worker,

occupational therapist, psychiatrist, etc.).

The modified nominal group technique discussion was guided by a discussion guide
comprised of broad, open-ended questions about family involvement, what forms it takes,
what factors influence it, how families are involved at different stages of the iliness (e.g., acute
phase, recovery, relapse), views on patient consent vis-a-vis family involvement, and what
supports families may require. The development of the discussion guide was informed by

existing literature reviews on family work in psychosis, the experiential knowledge of the
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authors both of whom had clinical and pertinent research experience in early intervention
services for psychosis (SNI & HM), and inputs from a family peer support worker with
experience participating in research. As per Krueger’s (42) recommendations, the discussion
guestions and later, survey questions were pilot tested with members of the senior author’s

larger research team, as it was not feasible to test it in similar conditions as a focus group.

2.4 Data Collection

Data were collected sequentially in two phases: Phase 1 consisted of a one-day group
discussion and consultation workshop (approx. 6hrs plus breaks for food and rest/casual
interactions) that centred on family involvement. While the guide was generally used to
organize the session, the facilitators explored additional themes and topics that came during
the discussion. Authors SNI and HM served as moderators for the workshop, while AT
assumed the role of an observer and note taker. None of them had clinical roles in the setting

where recruitment took place.

For each of the key questions, some similar steps were followed: firstly, participants were
given time to think about their responses and to note down written responses; a round-robin
presentation of ideas was conducted during which each participant’s responses were written
down on a large sheet (during this time, the rest of the group remained quiet and did not
react to ideas being generated, to allow participation from all members of the group); and
finally, a non-evaluative discussion was held. The discussion helped clarify the responses, and
also allowed further in-depth discussion, exchange and probing regarding additional topics

that came up during the workshop.

The entire workshop was recorded with consent and transcribed verbatim. The facilitators
(especially SNI) have significant experience with similar multi-stakeholder groups and was
particularly attentive to mitigating power imbalances, ensuring that people felt safe to
express their ideas and that they felt engaged and respected (e.g., by setting up ground rules
for exchange, by sitting in a circle, by allowing people to generate their ideas and share it
before group exchange happened, being attentive to group dynamics, etc.). Participants had

also been prepared for the meeting by HM.
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Phase 2 encompassed the development and implementation of an electronic survey (via
Microsoft Forms) that comprised of statements organized under four themes pertaining to
family involvement in early intervention services for psychosis. The themes, which were
framed as questions, along with the 10 statements under each theme, were both derived
from the analysis of Phase 1 data. The same nine participants from Phase 1 were asked to
rank each of the ten statements within a designated theme based on their individual
preferences, assigning a numerical value of 1 (indicating the highest level of importance) to

10 (indicating the lowest level of importance).

2.5 Data Analysis

Data collected from the two phases were analyzed sequentially in three stages. The workshop
discussion was professionally transcribed and verified by the first author (HM). Qualitative
data from Phase 1 was analyzed in phases, as recommended by Braun and Clarke (43). Three
team members (HM, AT and SNI) were involved in this analysis. First, they familiarized
themselves with the data by reading and re-reading the transcripts and noting initial thoughts.
Secondly, they independently generated initial codes and thirdly, the codes were collated
under themes. An initial list of themes was generated deductively based on the questions to
guide the discussion. The team had agreed upon generating additional themes if needed.
Fourthly, they reviewed and discussed the coded extracts and the themes, and grouped
themes if needed, to ensure coherence of themes. The fifth phase was focused on naming
themes and the sixth on writing the findings, which allowed further consolidation of the

themes in relation to the study’s objectives, existing literature and plans for Phase 2.

In Stage 2, an iterative content analysis approach (44) was used to develop statements
pertinent for stakeholder prioritization (survey development). Phase 1 resulted in four
themes that were then formulated as questions, and statements generated as
answers/responses to each of these questions. HM and SI were involved in this stage, and
first independently generated and then iteratively discussed and refined the statements
under each of the four themes, to finally arrive at an agreed-upon set of 10 statements under

each of the four question-themes. This exercise took several rounds of exchange and
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refinement to arrive at 10 statements that (a) were congruent with findings from Phase 1; (b)
were distinct from each other so they could be ranked (c) articulated clearly in one sentence
(d) articulated as actionable “recommendations” (i.e., should statements) for questions that
were the involvement of families within early psychosis programs (45, 46) and the 10
statements under each question that were finally arrived at (See Supplemental)). The e-
survey itself was also pilot tested within the authors’ larger research team, with small

modifications made before emailing it to study participants.

In Stage 3, the responses from the e-survey were downloaded into Microsoft Excel for
analysis. At the individual level, all statements ranked between 1-3 were deemed “most
important”; 4-7 were considered as “moderately important”; and those ranked 8-10 were
deemed as “least important” for the respondent stakeholder. We computed, for each of the
40 statements, how many participants out of nine deemed them as most, moderately, and
least important. As is often employed by nominal group technique studies, statements on
which there was a “consensus” around their importance were considered as “most

n i

important”, “moderately important” and “least important” for the group, as a whole (47).

There is no fixed standard for defining “consensus” in employing nominal group technique
with small groups with multiple stakeholders. For instance, some studies have used 70%
agreement on assigned level of importance among participants as the threshold for consensus
(48). However, these thresholds have typically been used in studies that focused on outcomes
(e.g., what outcomes should be prioritized for assessment in arthritis) (49, 50) rather than on
understanding or exploring phenomena such as the involvement of families such as in our
case. Therefore, the rule of thumb for this study was that if five or more participants ranked
a statement within a given importance category, we considered it as the opinion of the entire
group. For example, “The need for and frequency of family contact depends on the phase of
recovery, (e.g., more contact when there is a crisis or relapse and less contact when the
person is doing well)” was ranked most important by one participant, moderately important
by seven, and least important by one participant. Using our rule of thumb, we concluded that
the group had deemed this specific aspect of family involvement “moderately important”.
The cut-off of five allowed us to also ensure that at least two stakeholder groups had endorsed

the statement at the same level.
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In other words, since we had three participants in each stakeholder group for a total of nine
participants, there was no way to arrive at the threshold of five without at least members
from two (if not more) stakeholder groups endorsing the statement at that level. Beyond
using this rule of thumb, we also descriptively noted salient patterns (e.g., if a statement was
ranked by any one stakeholder group as “least important” but at least five members from the
remaining two groups ranked it as “most important”, we described this). Finally, we decided
a priori that those statements that did not meet the threshold (i.e., were not assigned the
same level of importance by at least five people) would not be completely disregarded
because they were still generated based on the group discussion and because our sample size
was small for the ranking exercise. In this regard, we see results from Stage 3 as needing to

be further ascertained with a larger sample size across all three stakeholder groups.

2.6 Rigour and Trustworthiness

We strove for rigour and trustworthiness in stages 1 and 2 by adapting the well-established
nominal group technique; frequent debriefing during data collection and analysis; having
three researchers involved in data collection and analysis, and reflexivity. Reflexivity is the
practice where researchers acknowledge the influences their positions and identities have on
their research. In this case, the authors include a family member partner with lived experience
of caring for someone who received services in an early intervention service for psychosis
with experience of peer support and partnering on research (MAL). MAL was born in and has
lived all her life in Quebec. MAL provided inputs at various stages during the project, including
on the interview guide, recruitment process and methodology. The team also included three
female first-generation immigrants (HM, AT, and SNI) who have clinical and research
experience in early intervention for psychosis (but no lived experience as persons with
psychosis or families of persons with psychosis). The senior author also has experience
administering and coordinating an early intervention service for psychosis. Discussions
involved careful reflections on how their positions and cultural backgrounds possibly
influenced their views on the findings, and the authors sought feedback from their larger

team to ensure that the way they analyzed the data did not only reflect their own assumptions
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and lenses. Stage 1 was thematically analyzed to generate statements for the e-survey, which

was shared with the same participants, and served as a form of member check-in.

3. Results

Nine individuals provided written consent to participate in the workshop: three patients,
three carers, and three clinicians. All nine participants completed and returned the
demographic questionnaire before the workshop, attended the consensus workshop, and
completed the electronic survey. Table 1 provides demographic characteristics of the
participants (some responses, e.g., ethnicity, were collapsed into “minoritized” to reduce
identifiability). Three individuals from the patient and family groups were currently seeking
services at the participating early intervention service for psychosis, and three had within the

past five years.

3.1 Stage 1: Thematic Analysis

Stakeholders’ perspectives on family involvement in the lives of young persons with first-
episode psychosis and their treatment were reflected in three themes: Meaning and value of
family involvement, factors that influence family involvement, and preferred ways and

methods of family involvement.

3.1.1 Theme: Meaning and Value of Family Involvement

All three stakeholder groups opined that generally, family involvement in the life and the
treatment of young persons with early psychosis was important and beneficial. They
described a myriad of ways in which families are involved in the lives and treatment of their
young, loved ones with psychosis. Families were meaningfully involved by providing
emotional support, practical support (transportation, housing, and day-to-day supports), and
“being there” for the loved one. Listening or attuned listening (sometimes listening “quietly”,
particularly during sessions where families were present with the clinician and the patient)
and accepting the changing situation (that is, experience of psychosis in a loved one, with its

vicissitudes and sequelae) were also considered as valuable aspects of the family role.
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“Because if you ask me in what way can families, caregivers be involved, | would say like be
there all the time and be present. Okay, this would be my first answer. Be involved 100

percent.” (Family member 1)

“..support [the young person] in a generic way, be there. | put it in a very simple word, you

know, be there, that's what it is for me.” (Clinician 1)

“So being there, even if you're just sitting there listening, you can understand what's going
through your child's mind to then better deal with them at home, and like avoid certain topics

and things like that.” (Patient 2)

“I think parents should be involved in the emotional supporting aspect of it, whereas the
technical more what to do to get a job, there are a lot of resources here at [name of clinic]
clinic for that. So, they don't necessarily need to get the parents involved for that. But to just
have the parents just like you said, to just be there, even if you're 35 to just support you and

your goals and stuff.” (Patient 2)

From the patient perspective, the family’s presence while meeting the treating team was
comforting as they faced a series of evaluative questions and felt judged. Families reported
that their presence in the sessions was important so they could provide information and facts
which could help with the diagnosis or the treatment plan. Clinicians felt that families played
a pivotal role as a link between them and the patient and could intervene and be valuable

allies during crises.

“I could tell him [the psychiatrist] specific facts which helped and the psychiatric diagnosis, the
psychosis right away and he [the patient] took medication after two weeks of symptoms. So
the fact that | was there because my son at first told the psychiatrist, “No, it's real.” So the

fact that | was involved ASAP was a good thing.” (Family member 2)

“I think the biggest thing for me is | feel like as a [clinician], families are a big tool for me...So

having a family member there that knows what to do if there's suicidal ideas or if there's a
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crisis or if something's wrong with the medication or whatever situation is tough, | feel like it's
good to have that link with the family, so the family can kind of intervene when we're not

available.” (Clinician 2)

Families reported that their involvement was restricted when their loved one was admitted
to the hospital when symptoms were exacerbated. Because patients get admitted alone and
do not have frequent contact with the family, families and patients reported feeling anxious
and uncertain during inpatient hospitalizations. Visiting the hospital to ensure that the patient
did not feel alone or scared during hospitalization was a stressful part of being involved for
families, but often also reassuring and anchoring for their admitted loved ones who were
otherwise in unfamiliar contexts (particularly as for some, their hospitalization at the time of
entering the early intervention program was also their first hospitalization ever or first

hospitalization in a psychiatric unit).

“She (daughter) called in the morning around 6. She said, “Mom, they took me somewhere. |
don't know where | am. | don't know why they took me here. They put me in a room alone.”
Because in the emergency, she had other people in the room. So she said, “I really don't know
if you're going to ever find me.” | say, “Don’t worry, | know exactly where you are.” | didn't
know where she was...I came straight to the emergency. | said, “I left my daughter here. So
where is she?” They told me [name of inpatient unit]. | go to her and then this is also my first
experience. | go to [name of inpatient unit], | ring the doorbell, nobody comes. | ring the

doorbell, nobody comes...” (Family member 2)

“I'd encourage case managers and psychiatrists to encourage parents to visit while people are
hospitalized because sometimes, | felt that | couldn't really have contacted a lot with some
people because it would make my mental state worse. Some people are very wild in those
places. | mean you can relate to those people sometimes and it can help but also sometimes
it can make your situation worse. So being in contact with somebody that has a correct mental

state or that is in ease with its mental state is helpful.” (Patient 3)

Overall, the rationale for family involvement was succinctly put across by a patient,
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“I like two general things. Like the first one would be trying to get them [patients] to
understand that involving their family would bring their family more understanding about
their situation and teach them, not necessarily teach them, but tell them how to better support
them [patients]. So that could be a good thing and then another point in letting them [patient]
know that involving their family could help improve their relationship. Like if they don't want
to involve their family because they have like relationship problems, then they can just make
the point that well, if they know more about you, maybe your relationship is going to get

better.” (Patient 2)

3.1.2 Theme: Factors that Influence Family Involvement

Participants discussed various factors that influenced the extent to which and how families
got involved. These factors were not consistently only “barriers” or “facilitators” and played
out or were perceived differently at different times or in different contexts. For instance,
treating teams could act in ways that could be seen as promoting and hindering the
involvement of families, with the same treating team being seen differently at different
junctures by different stakeholders. Broadly, factors influencing family involvement fell into
two broad categories that interacted with each other - those pertaining to the familial and
developmental context and those pertaining to the treatment context (relationship between
family and treatment team, patient’s mental health state and consent and confidentiality).
“Consent and confidentiality” were the focus of detailed exchange and is presented

separately as an important sub-theme.

3.1.2.1 Familial and Developmental Context and Family Involvement

Many participants felt it important to consider the developmental context (adolescence and
young adulthood) of persons being served by early intervention services for psychosis when
considering family involvement. For adolescents, for instance, there may be a need for greater
and regular family involvement in treatment, compared to younger adults. Furthermore,
participants also spoke about “autonomy” and establishing independence often being valued
developmental goals for adolescents and young adults. Persons with psychosis, their families

and clinicians may sometimes all be struggling to negotiate young people’s pursuit of these
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developmental goals, within the context of psychosis, which may necessitate greater family
involvement and “shared” decision-making. Stakeholders acknowledged that for families, this
may also mean thinking through how the way they always related and desired to relate to

their loved one shifts to integrate their loved one’s experience of psychosis.

“I think | mean, that speaks a bit to the situation or to the phase of age that we are dealing
with. So most of the time, the young are very much dependent on their parents. And in the
same time, they want to have their autonomy compared to parents. And most of the time, you
know, people are caught in this ambiguity, “| want to have the help of my parents and | want
to live in the house and | want that they contribute to my education, and this and this. But |

don't want them to be involved with in all the aspects.” (Clinician 1)

“It’s hard for parents sometimes to juggle like treating your child as if they're just your child
and not treating your child as if they have like a mental illness. It's hard sometimes because
they don't want to like offend you but they also like to know something's wrong. Sometimes

it’s hard to separate.” (Patient 2)

Families reported that the larger culture they belonged to and the culture of the family, both
influenced their involvement in the life and care of their loved one. Compared to the Canadian
mainstream, some other cultures were seen as encouraging parents to be involved in the lives
of adult children and for adult children to respect their parents’ advice. Thus, participants

pointed out that there were cultural norms about parental involvement.

“Now, my child consenting to me going into the room. Is it because of the way she was raised
by me that the elders are involved in your life to guide you? Okay. So she always says, “Yeah,
I want my mom to be in the room.” In this society [Canada], it's not. It feels like I'm forcing
myself onto her. So we've been struggling since 2014 and fast forward, recently, she had an

episode a few months ago.” (Family member 3)

For many minoritised families, there is a clash between the norms of parenting of the heritage
and the host cultures, which can also get reflected in the struggle between them and the

treating team about how involved they get to be in the care.
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“First in each family, each family is different and there's a family culture. With mental health
issues or not, some parents will be more involved in the life of their children and some won't.
For example, like my wife is calm as a European background. My in-laws are involved a lot in

the support, education of our three sons.” (Family member 1)

“Some people think it's important that their sons leave home at 18 or 20 or 21 and as soon as
possible because that's what they think. And this becomes also the desire on the side of the
kids. So the development, the involvement will differ depending on the family culture.” (Family

member 1)

Further, for families, practical issues such as low financial capacity, presence of family
stressors, long distance from the clinic/ hospital and their own employment reduced their

involvement in the life and treatment of their loved one with psychosis.

Participants felt that the patient-parent relationship in general also influenced family
involvement. In general, if the patient-parent relationship was good and they had trust
between them then they would want their family to be actively involved throughout the
program or treatment. Family members expressed that it was their responsibility to foster
that relationship with their loved ones. Participants, especially patients and clinicians, felt
that a young person’s experience within the family (protected and supportive versus
traumatic and violent) would also influence if families get involved in care, if their loved ones

desire such involvement and if clinicians perceive family involvement as “helpful”.

“I'd have them in specific cases, sometimes parents that are abusive shouldn't be implicated
because the service can be an escape. We have to like still try to differentiate symptomatic
abuse [referring to delusions, suspiciousness as part of the illness] and physical like real abuse
because sometimes those things are very complicated. So just to like make sure that if the
children is trying to escape from a troubled family, not implicate the parents to that because

that's why he’s here.” (Patient 2)

3.1.2.2 Treatment Context and Family Involvement
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Overall, when families had a positive relationship with the treating team, this resulted in
greater family involvement in the care of the young person. As acknowledged by families and
clinicians, clinicians also helped the family to learn about the illness and its course and
treatment and be open to newer perspectives and encouraged a change in attitudes (e.g.,

acceptance, patience).

“Also, | was very involved with the social worker, he gave me his phone number. If | had worries
about suicidal thoughts or something about my son, you know, because sometimes when the
positive symptoms were like diminished but as he was down, | could right away text my worries

to the social worker and he intervene the same day.” (Family member 2)

“..the thing | appreciated the most and what changed my perception of the situation the most
is when somebody here [the clinic] said the simple phrase that from that from now on in the
life of your son, you have to redefine success...it means his whole life will change and at the
same time, our whole life will change. And it's after | heard this, took me maybe a year to

accept this. And since then, since | accepted this thing, | felt a lot better.” (Family member 1)

“There is a family that really was extremely happy with one single word that | said. The first
time | met with a patient, | said, “How can we help you?” And that remained in the mind of

the mother.” (Clinician 1)

Families’ level of involvement also changed depending on how their loved one was doing

functionally and with respect to their mental health.

“For me, | was able to take time off from work for one year when it began, but when she
started stabilizing, | started understanding more what the situation was, | was able to only

come on whenever | was needed.” (Family member 2)

“The other thing is really step up and down the intensity depending on the situation...
Sometimes the things are going very well, why should you come and leave your job for half a

day and things are okay. So if there is no need for that, there is no need for that. If the situation
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changes, then then you can negotiate again with your child and ask for more involvement.”

(Clinician 1)

3.1.2.3 Treatment Context and Family Involvement: Consent and Confidentiality

Importantly, all stakeholder groups agreed that how much families get involved in care (not
necessarily in the life) of their loved one with psychosis is influenced by the consent given by

the patient and confidentiality issues.

At least one patient shared a clear opinion that families need not get involved in care if they
(patients) did not present any danger to self or others AND if the patient did not “want the
parents to be involved”. Further, another patient drew on their own experience to talk about
how it would be hard to involve parents who did not believe in the concept of mental illness
or mental healthcare. Interestingly, this same individual who had experienced a delay in
getting help for their psychosis because their family saw “prayer” as the solution, had now,
“over time, they (family) started getting more supportive about it. And | find like, | think
educating them is really important on the topics.” This highlights not only the importance of
psychoeducation but also that families’ views can evolve over time, and that treating teams

may need to account for the potential for such change.

Among the stakeholder groups, clinicians expressed the most concerns around consent and
confidentiality followed by patients. Clinicians reported that the primary challenge for family
involvement is consent and confidentiality; even though families can share their concerns
regarding the patient, clinicians were limited or not allowed to share information if the client
refused consent. Clinicians reported that there were occurrences where the treatment team
considered that involving families will assist patient recovery but since the client had refused
consent, they were unable to involve families. In other instances, clinicians spoke about

helping clients who refuse consent to see the value of family involvement.

“And then there's kind of grey zone where... the family might not be as supportive as we want
them to be and the client doesn't feel they're supportive. So initially, the client is saying | don't

want my family involved and what we do is try to work on that consent to try to explain to the

95



client that the more your family is aware of the situation, the more they're informed, the better
they are to support you. And we can help with that to help, kind of improve that
communication and improve that relationship. And in the end, it benefits everybody. And so
it's important not to just kind of like right away be like, “Oh, we don't want to involve that
family because they're problematic”, we want to try as much as possible to work with

everybody on that to see if that family can actually become more supportive.” (Clinician 3)

Consent was also seen as evolving over the course of treatment (i.e., dynamic) depending on
multiple factors (e.g., acute phase vs remission phase) thus revealing the complex nature of
this process. In addition, there could also be several levels of consent which can include or

exclude or shape family involvement.

“There are several grey zones in family involvement - the toughest one is when a client refuses

any form of family involvement.” (Clinician 1)

“So just to inform you that the work we have done is also to make sure that we have this kind
of information systematically included in our files or that the patient initially agreed to contact

with family or not and we need to revisit that from time to time.” (Clinician 1)

“I can start with the preferences. So | put them in order of so not the worst case scenario but
the most extreme scenario would be no knowledge at all about me participating in any
treatment. And the second one would be no contact at all. So like knowledge but no
involvement at all. Then there would be like no sharing information but there's still contact
with the parents. “Oh, they're doing okay or they’re doing so-so” And then like a sharing of

information and action.” (Patient 1)

“Confidentiality” and respecting the patient’s confidentiality when sharing information with
the family was not merely connected with patients’ consenting for their families to receive
information about and be involved in their care. Even after generally consenting, patients
sometimes put limits on what could or could not be shared with their families. Some patients
spoke about preferring to be present when their clinicians and families met, particularly in

the initial phases of treatment.
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“.. if they were to meet up separately, | know at the time, | would have been convinced that
they were like conspiring against me and something like that. So meeting together... shows
that the parents is there for you to understand what you're going through....And to help in

decision making for treatment.” (Patient 1)

Clinicians also spoke about needing to sensitively navigate sharing information with families,
and sometimes even receiving information from them, and shared examples of when such

situations became tricky or difficult.

“It's kind of touches into the idea of consent is that sometimes family will call the clinician and
say, “l want to share information with you, but | don't want you to tell my son or daughter.”

And that puts us in a really difficult position.” (Clinician 3).

On a positive note, members from all three stakeholder groups spoke of successfully handling
such situations, giving examples. Handling such situations often entailed clinicians
communicating with families and patients to help them understand better the clinician’s
stance or view. In the instance below, the family member shared how the case manager had
explained that he would share with the patient that their parent had called and the rationale
for it. Hearing and understanding this, the family member chose to let their son know on their

own that they had called the case manager.

“It happened to me and [case manager’s name] told me like, ... “I can talk to [patient’s name]
about this but | have to tell him where it comes from or else he's going to be like what?” But |
was okay, so when he came home, | was transparent. | was like, “I had to call [case manager’s
name] because | was worried.” He's like, “It's okay mom.” So it was all good.” (Family member

2)

Families spoke about their own journeys understanding and accepting patient’s desires for
privacy and limits they posed to their clinicians sharing information, which at times, was a
difficult journey. At other times, families understood their loved one’s desire for and limits to

privacy as being part of their larger developmentally appropriate quest for autonomy. On
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their part, patients also spoke of their journeys becoming more accepting and appreciative of
the involvement of their families in their care. This not only entailed time but also clinicians,
families and patients negotiating and re-negotiating ways for families to be involved that

resonated with all three stakeholders, but especially the patient.

"Privacy was a big word for me as a parent, which | had to accept.” (Family member 2)

“And also for parents, it can be very reassuring to be in contact with the people that support
their children like knowing what's happening. | was very private about it. My parents were
stressed out like what's going on? What are you doing? And when they started being more

involved to really help them to like understand more and help me...” (Patient 1)

Importantly, consent and confidentiality were seen by clinicians as multifaceted, having legal,
ethical, social, and pragmatic dimensions, which they often juggled in their day-to-day

practice.

“I' think the privacy is a social institution. So, people take it as a social institution. It's something
that is very much emphasized, very much put out there. And that's a piece of what you have
as a right and you grab it and you run with it. So, this is mine. Don’t think that | am going to
lose that even to my mom ... That’s my right, that's something that | have. And then I can play
with it the way | want. But coming and depriving me from this, no, | don't accept it.” (Clinician

1)

“Because | think, obviously, there's the legal thing, but | want them to also understand that
maybe there's consequences to themselves [referring to patients] too, if they don't share with

the family.” (Clinician 2)

“But you know what, | mean | think we've all been in that situation [referring to situations
where young people may have started using substances again or stopped taking medication,
but have asked this to not be shared with families]. And | mean, what's the confidentiality
about talking about confidentiality? So sometimes | will tell them an answer, but | will say,

sometimes, not in all situation...| might say that and remind them that you know that it’s
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something we continue to work on with clients. But in the meantime, if ever you have a
concern, you can call me, but we might not be able to share everything that I'm aware of, but
I'm really happy to hear your information and remind them that they can do that.” (Clinician

3)

3.1.3 Theme: Preferred Ways and Methods of Family Involvement

We identified two sub-themes — the first around contact between the family and treatment
team over the course of treatment and the second around interventions and supports for

families — under this third larger theme.

3.1.3.1 Contact Between the Family and Treatment Team

There was agreement between stakeholders that the frequency of contact between the
family and the treating team be high at the beginning of the treatment and then be tapered
down over time. However, even during the later phases of treatment, periodic contact

between them was seen as important, including when the patient was doing well.

“So | think it's very important to have frequent contacts in the beginning, once a week, after

two weeks to like diminish the frequency, you know gradually diminish...” (Family member 1)

“Like in the beginning, when it's like really crisis mode for the parents to be there at every
appointment, which is usually like once a week like you were saying. And then after that,
maybe the month of second and third months, maybe just once a month.. Once the person is
stabilized, | think it's a really good idea to have like a family meeting after the third or like
fourth month. Because the last time my parents were here was like six months ago when it

first happened, and they haven't been here.” (Patient 2)

“I think it's still really important to make a point to touch base with families, even when things
are going well...it helps to maintain the alliance with the family, it helps to maintain a comfort
between —for the family members. And that way if ever concerns do start to arise, they don't

hesitate as much to call the treatment team.” (Clinician 3)
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Although the need for periodic contact was agreed upon by most stakeholders, clinicians
acknowledged contact with families sometimes “not being a priority when things are going
well” and/or when they got “busy”. On their part, families discussed their experience of trying

unsuccessfully to get in touch with the treating team.

“Because we're often we often have these priorities that end up taking all the place and then
you ... | end up finishing my day. And | love speaking to families... but then it ends up that a
million things happen and then oh, it's already 5pm. | was supposed to call the family and |
had a million other texts and meetings. It ends up taking a lot of place, you know, so it's

tough.” (Clinician 2)

“It may be difficult sometimes, me as a parent, | may try to contact the case manager say,
“Oh, this is what has happened because we haven't had an appointment recently.” | don't
reach the case manager, | reach a voicemail or | send an email and it doesn't reply at the
moment that I'm sending it. I'm sending because there's a crisis or I'm sending just to give an
update or to ask a question about something. And then the case manager tries to reach me 3-

4-5 days later but that crisis is over.” (Family member 3)

There were differing perspectives on how the contact between the family and the treating
team should happen, that is, who should initiate the contact. One possible solution that was
discussed was to have a fixed schedule of meetings with the family. Others felt that the

frequency of contact could not be strictly prescribed as it depended on various factors.

“I feel like maybe it would be easier for me if the family kind of took that responsibility of if |
want an update, I'm going to call the case manager. So that way, | don't have to like keep it in
the back of my mind and make a note that | have to call every month like if the parents want
an update, send me a text, we'll make an appointment also. | feel like we often just do a family
meeting when things aren't doing...it's a bit tougher. But let's say we say every three to six
months, we make sure that there's a family meeting and we put like an hour in the schedule

instead of a 30 minute.” (Clinician 2)
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"...the frequency and intensity of the family involvement should be flexible and adjust to the

situation, the phase, the stage, and the need.” (Clinician 3)

Stakeholders opined that texting or email could be less time-intensive ways for treating teams

and families to be in touch with each other, particularly during later phases of treatment.

“But I like your idea. And also, the way of maybe, you know, it's maybe like it's email, call or
meeting depending on the client situation. | think if everything goes well, sometimes me and
[case manager] are texting and how's everything? Good. Okay, I'm happy. For me, it’s just a

way to just relieve my worries and that's it.” (Family member 2)

“I know it's [referring to texting] not appropriate for every single situation. But | feel like it's
very helpful as a case manager because sometimes | don't have the time to like spend 30
minutes on the phone and if | can just get like a quick answer and just, you know, get straight

to the point, | feel like it's very helpful.” (Clinician 2)

Collaboration and partnership were seen as important elements of family involvement.
Clinicians and patients reported that families could share responsibilities with the treatment
team as partners in care, particularly during occasions involving difficult decisions and
transitions/changes and provide moral support. On the other hand, families reported that
they wanted to be involved throughout their loved one’s treatment and be included in the

treatment decision-making process, which did not always happen.

“Once a week, first month, maybe and after, like maybe once a month, depending on
everybody's agreement. | think participating in the intervention plan. To be honest, | would
have liked to participate in the intervention plan of my son but | wasn't a part of it.” (Family

member 2)

“...very often that after few months of treatment, the patient feels that he or she does not

need medication anymore. We need to negotiate that to involve the family in that context and

to see how they can have either to maintain the situation or if there is a decision to reduce the
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medication and to have a closer eye on how things are going, then to involve the family in that

context.” (Clinician 1)

“But | wish all the parents..... sometimes they blame the system. It's not people's fault in the
system, there is no money involved. They [clinicians] won't stay until 8 o'clock if they have two
kids, okay? So we need to just stop blaming each other and work as a team." (Family Member

2)

3.1.3.2 Interventions and Supports for Families

The need for families having more information and education about the illness, its treatment

and long-term outcomes was emphasized strongly by stakeholders.

“You’re speaking to a person who comes from a culture that we don’t believe in no [sic]
medication at all. But | informed myself when | was in this situation, | said, “Okay, this is
happening to me. | don't care what other people are saying. If this doctor says this medication

is good, I'm reading on it.” (Family member 3)

“I think the message that should be given to the parents is that there's definitely hope for
recovery, but also prepare them for like a long-term thing because it does happen there is like

relapse and things like that.” (Patient 3)

Some of the preferred ways of family involvement in care were sitting in the follow-up

sessions, family psychoeducation and family peer support group.
“There’s a project somewhere in Montreal, | don't know which hospital where as soon as
there's somebody comes to the emergency, there's peer support. Well, | believe this would be

a very good tool” (Family member 1)

“..if they [the government] put money at the right places, maybe we could have a family

therapy group also offered.” (Family member 2)
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3.2 Stage 2: Content Analysis: Identification of Themes for E-Survey

Four themes were identified for the survey based on the findings from the thematic analysis
in Stage 1, i.e., types of family involvement, factors influencing family involvement, frequency
of and responsibility for contact between treatment team and family contact and navigating
consent and confidentiality. Each theme was then articulated as a question for the e-survey,
namely, (i) In what ways should families/ carers of persons with psychosis be involved in early
intervention services? (ii) What influences the involvement of families/carers of persons with
psychosis? (iii) How often should families/carers be involved? (iv) How should consent and
confidentiality be dealt with in involving families/carers? Again, informed by findings from our
thematic analysis, we crafted ten statements under each of the four questions for the survey

(Supplementary table).

In going from the themes identified in Stage 1 to the themes for the e-survey, we focused on
identifying concrete expressions (in the case of types of family involvement), factors (in the
case of influences on family involvement) and care practices (in the case of how often families
should be involved or should involve themselves in treatment, and how patient consent and
confidentiality should be navigated vis-a-vis involving their families). We were particularly
interested in identifying points of tension or divergence that we could present to stakeholders
to reflect on individually and using a different methodology (ranking) that necessitates
weighting options against each other. Some key points of tension or divergence that we
identified from Stage 1 data for the e-survey were around whether or not there should be a
minimum prescribed frequency of contact between treating teams and families and what that
should be if there is a minimum; who should be responsible for initiating and maintaining
contact; and whether and what contact should be had with families when patients do not

consent.

For questions 3 and 4 that pertain to clinical practices, we re-formulated responses identified
from Stage 1 data in the form of “recommendation” statements, e.g., “Families and the
treating team should have contact with each other at least once a month throughout
treatment.”, with the aim of deriving recommendations that reflected stakeholders’

preferences and that could directly inform clinical practice.
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3.3 Stage 3: Ranked Preferences on the E-Survey

Table 3 presents statements that were deemed as most, moderate, and least important under
each of the four themes, based on the cut off of 5 or more respondents assigning a rank within
that category of importance. For example, under Theme 1, three family members, two
patients and two clinicians assigned a ranking between 1-3 (i.e., most important) to the
statement, “Families can support during crises, relapses, or hospitalizations.” The statement
was therefore deemed as “most important” for the group as a whole. Table 4 presents the
statements on which there was no consensus (i.e., 5 or more respondents did not assign same

level of importance).

The number of times each of these statements was assigned “most”, moderately” and “least”
important is presented in Table 4, along with indicating which stakeholders assigned these
ranks. Table 5 presents all statements under each theme, with their rankings for each
participant. It should be noted that the statements that did not get assigned an importance
level based on consensus are not to be automatically disregarded — they may represent
statements whose importance may depend more on context or the particular situation,
compared to the statements on which there was consensus which may have been seen as
more generally most or least or moderately important. An example is the statement “Families
can have the young person with psychosis live with them” under Theme 1, which was

endorsed in all three categories of importance.

3.3.1 Theme 1: Types of Family Involvement

As Table 3a shows, there was consensus on the importance of seven of 10 statements (two
most important, four moderately important and one least important). All statements that
reached consensus were endorsed in the same category of importance by at least one
member of all three stakeholder groups. The statements endorsed as most and moderately
important highlight the many important ways that families are involved in the treatment of
young persons with psychosis, with the family’s role during crises or relapses (7/9 ranked it

most important) and in keeping the treatment team updated about progress and concerns

104



(7/9 moderately important) being endorsed strongly, as well as the need for families to be

educated about the illness (5/9 most important).

3.3.2 Theme 2: Factors Influencing Family Involvement

As Table 3b shows, there was consensus on the importance of only five of 10 statements (two
most important, two moderately important and one least important). Four of the statements
that reached consensus were endorsed in the same category of importance by at least one
member of all three stakeholder groups. Interestingly, although the statement “The young
person’s consent is necessary for families/carers to be involved in treatment” was “most
important” for at least 5 respondents, this did not include a single family member, all of whom
saw this as moderately important. While patient consent is seen as important by all

stakeholder groups, it may have primacy for clinicians and patients.

Although the statement, “The frequency and types of involvement of families should be
discussed jointly by patients, families and treating teams” (Table 4b) did not get endorsed in
any one category of importance by at least five stakeholders, it was seen as most or
moderately important by almost all stakeholders (only one respondent saw it as least
important). This is a concrete practice point for early psychosis services and clinicians.
Interestingly, five stakeholders (from all three stakeholder groups) endorsed “The frequency
and types of involvement of families should be set based on patients’ preferences” as
moderately important. For only two people, there was more than a 3-point discrepancy
between their scores for these two statements, suggesting that stakeholders think it possible
to at once honour patient’s preferences, and also arrive at decisions about family involvement

in treatment via joint discussions involving all three key stakeholders.

3.3.3 Theme 3: Contact Frequency for Family Involvement

As Table 3c shows, there was consensus on the importance of only five of 10 statements (four
moderately important and one least important). Four of the statements on which consensus
was reached were endorsed in the same category of importance by at least one member of

all three stakeholder groups. No statement was ranked as “most important” by at least five
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respondents. However, the statement, “Families and treating teams should be jointly
responsible for maintaining contact with each other” could be considered as being generally
important for most respondents as four ranked it “most important” and five as “moderately

important” and no one as “least important”.

Interestingly, the statement “Maintaining contact with the family should be the primary
responsibility of the treatment team (with families having the option of initiating contact)”
was endorsed as “moderately important” by five people (all three family members and two
patients), but as “least important” by three respondents, including two clinicians and one
patient. This reflects that there may be confusion or lack of congruence in the views of
different stakeholders about who is responsible for contact being sustained between families
and treating teams. Such confusion could lead to inconsistent or reduced contact between
families and treating teams, and potentially also ruptures in alliance if families feel
disappointed when treating teams do not initiate contact, while the treating team may

instead think of this as a joint responsibility.

That the statement, “Because each person’s situation is different, there cannot be any
common guidelines about involving families in treatment” was ranked least important by six
respondents suggests that there may be consensus among many stakeholders that there
should be some common standards guiding programs on how families can be involved in
treatment. Another area where there may be both convergence and divergence of opinions
is around the minimum frequency of contact between families and treating teams. All
statements around this — no minimum frequency but guided by needs, contact at least once
a month, contact at least once a week —were endorsed in all three categories of importance,
with 4-5 votes in the moderate level of importance for all three ways to organize contact
(Tables 3c and 4c). On the one hand, this may reflect that stakeholders may have chosen a
frequency that resonated with them based on their own experience, reflecting the
heterogeneity that exists in needs and perhaps consequently preferences. On the other hand,
this also reflects a potential point of tension if three stakeholders — the patient, family, and

clinician — within the same triad have varying preferences for the frequency of contact.
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3.3.4 Theme 4: Dealing with Consent and Confidentiality of Family Involvement

As Table 3d shows, there was consensus on the importance of only five of 10 statements (one
most important, two moderately important and two least important). All five statements for
which consensus was reached were endorsed in the same category of importance by at least

one member of all three stakeholder groups.

Two statements, “If the patient does not consent to their treatment provider sharing
information with families/carers, the treating team can still receive information or updates
from families and can share general information about the illness and treatment if families
contact them” and “When a patient does not consent to involving families/carers, treating
teams should try to convince them that family support can be helpful and discuss their
concerns about family involvement” were endorsed as important by all nine respondents (5
most important, 4 moderately important for the first statement; and 5 moderately important

and 4 most important for the second statement).

Aligned with these preferences, the statement, “If the patient does not consent to their
treatment provider sharing information with families/carers, the treating team should not
have any contact with families/carers” was rated by seven out of nine respondents as least
important (and never rated “most important”) suggesting that lack of consent is not seen as
automatically precluding contact between treatment teams and families. These are concrete
practice points that can therefore be relatively confidently disseminated via guidelines and
other methods to early psychosis programs and clinicians, as ways to navigate situations
where the patient does not consent for their families to receive information about their

treatment.

Despite some clear consensus on key issues that may be tricky to navigate (such as patients
refusing consent), there were other points under this theme that reflected varying opinions.
A noteworthy one is the statement, “Even when patients consent for families to be involved,
patients themselves should make key treatment decisions” which did not get endorsed in any
one category of importance by at least five people (Table 4d). Responses were spread out on

this. Notably, two clinicians thought that the primacy of the patient in decision-making was
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most important, but no family members or patients endorsed it at that level of importance
(their responses were spread out between moderately and least important). This example
may illustrate that principles of recovery-oriented practice like agency and autonomy may be
valued by all stakeholders but be weighted differently in the context of other factors or

choices, an area that deserves more attention in future research.

4, Discussion

The aims of our study were to conduct an in-depth examination of stakeholder views and
preferences regarding family involvement in early intervention services for psychosis using a
modified nominal group technique, starting with an in-depth exploration of views in a group
discussion and ending with an e-survey where participants ranked concretely worded
statements/recommendations that had emerged from the in-depth group discussion.
Patients, family members, and clinicians took part in this study. While the results of the study
were presented in two parts (qualitative thematic analysis and quantitative results from the

electronic survey), we discuss the findings cohesively in this section.

4.1 Family Involvement

All stakeholders identified that families played a vital role in the lives and care of young
persons with early psychosis. As has been found earlier too (51, 52), providing emotional
support (“being there”, “listening”, not using “trigger words”, emotional acceptance of the
changing situation) and practical day-to-day, tangible support were some of the ways families
mentioned as being part of how they saw themselves involved in care. This is an important
reminder about how families are almost always inevitably involved in their loved ones’
recovery, beyond their direct involvement with the treating team. Additionally, the support
of families during moments of transition, crises, hospitalizations, and relapses were
considered as most important for all stakeholders (53, 54). However, participants shared that
in moments when families were most needed (such as during hospitalization), their contact

with patients could be hindered by barriers imposed by the healthcare structures themselves.
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Sharing information with the treating team, accompanying the patient to appointments, and
helping the patient stay engaged with treatment were also described as important ways of
involving families (55). However, different stakeholders also pointed out that the way family
is involved depends on family dynamics, phase of recovery, age of the patient, cultural context
of the family and the broader cultural milieu in which the healthcare system exists (56).
Different complexities with regards to understanding and integrating mental iliness in a given
family context were mentioned as shaping family involvement, such as tensions between
autonomy and dependence, parenting and caregiving and different ways of acting on different

roles at different times and from different cultural standpoints.

4.2 Family Involvement Through Contact with Treating Team

The findings indicated that all three stakeholder groups felt that channels of communication
involving the family, the patient and the clinicians were essential and a core component of
family involvement in early intervention services for psychosis. It is important to note that
this contact was seen as possible not only in the form of meeting but also through
calling/texting/emailing similar to a previous study (3, 55). Contact with families could serve
the purpose of exchanging information as needed regarding the patient’s health status, for
regular updates, or simply as a means to show openness and availability from the treatment
team. Previous studies show that increased contact between families and treating teams
improve patients’ engagement with services (55, 57, 58). Family involvement in treatment
has been shown to yield a number of benefits in early psychosis, with family involvement at

first contact even being linked with reduced risk of unnatural-cause mortality (59).

It appears that all three stakeholder groups prefer to have open channels of communication
with each other, and having contact with the treating team ensures that. It also may help
families feel validated in their efforts and part of a joint effort between all parts to help
patients through their recovery journey. Indeed, Hem et al. (60) discussed in their scoping
review on confidentiality that a lack of communication between these stakeholders can be an
important obstacle in the treatment process. The maintenance of this contact was deemed

to be a joint responsibility of the family and the team.
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Nonetheless, there was no agreement on who should initiate the contact. The challenge with
this is that different stakeholders may find themselves waiting for someone else to initiate
contact. This kind of miscommunication or disconnect may hinder therapeutic alliance, cause
delays in modification of treatment (if needed), and important information could simply be

lost. Moreover, it can possibly hinder concerted efforts towards common goals.

A recent study examining Canadian policy documents for family involvement in early
intervention services (22) reported that there are few standards or guidelines for how (format
and frequency) the contact between families and treating teams should take place. Possible
forms of structured contact include psychoeducation sessions where families can obtain
information about early psychosis, learn about how to engage with their loved one with
psychosis, learn problem solving and communication skills (61, 62). Importantly,
psychoeducation sessions are also opportunities to meet with other families going through
similar journeys and build peer support. The importance of both psychoeducation (at
different stages and in different formats) and peer support was brought up by the participants

in this study.

Overall, we found that a good relationship between the patient, the family, and the treating
team from a stance of openness, respect and honesty were the basic facilitating factors in
family involvement in early psychosis treatment. It was considered helpful by families to
discuss expectations with the treating team regarding treatment and long-term outcomes in
psychosis. As mentioned before, communication and support from the treating team were
considered key for family involvement. Therapeutic alliance is very often conceptualized as in
dual relationships in training for mental health professionals. But our findings highlight that
in mental healthcare (particularly early psychosis programs), clinicians are building individual
alliances with the patient and the family member, as well as a joint alliance that clarifies the
relationship, they all share together (as well as its scope). Mental healthcare clinicians may
need additional training and supervision for family work. Beyond training in specific family
interventions which may be applicable to particularly to clinicians, all clinicians should be
trained and supported in initiating, maintaining and (re)negotiating the involvement of

families during the entire course of treatment.
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Surprisingly, none of the stakeholders suggested that families could be involved in early
psychosis treatment by engaging at a service, organisational or policy development level (63).
While it is possible that patients and families were not even aware of this possibility, it is
important to note that clinicians also did not suggest this kind of involvement in the current
study. The study by Martin et al. (22) reported that very few family members were involved
in the development of practise guidelines for early psychosis and that these guidelines
showed low implementability. Therefore, we argue that families should be made aware by
treatment teams that along with participating in the treatment at the individual level, they
can also have an impactful role in their loved one’s lives and recovery through advocacy and

by helping shape services, policies, standards, and guidelines.

4.3 Navigating Consent and Confidentiality

Obtaining consent and maintaining patient confidentiality are crucial aspects of healthcare
(64). Some scholars have written about the multifaceted nature of these concepts that
include but go beyond the narrow view of these as legal concepts (65, 66). In our study too,
we found that stakeholders acknowledge the various dimensions - moral, ethical, legal, social,
cultural, pragmatic and developmental — of consent and confidentiality. A significant finding
was that consent and confidentiality were understood as evolving, changing, context-
dependent and overall, a possible object of (re)negotiation. It was suggested that consent
should be thoroughly discussed (along with its implications), and frequently revisited. For
instance, it was posited that treating teams could provide families general information about
psychosis, interventions and resources (education and psychoeducation) even if the patient
refused consent for the family to participate in their specific treatment. This may help families
feel better equipped to support their loved one, work on family relationships, communication,

and overall feel more informed, empowered and validated (23).

Interestingly, participants also found important for both family members and patients to be
informed and discuss the benefits of family involvement for recovery, as something that
should be taken into account when discussing issues of consent and confidentiality. Overall,
practising consent and confidentiality as clinicians in early intervention services seems to

involve artfully navigating between the legal and pragmatic through relationality, even
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making room for what one clinician calls, “forgiveness” if ever more is shared with a family

member than was intended by a consenting patient.

5. Strengths and Limitations

The key strengths of our study are embedded in the methodology that we used to generate
the data. The use of the modified nominal group technique enabled us to collect data in two
ways. While the discussion stage of the modified nominal group technique generated rich
qualitative data and creation of recommendations for family involvement, the e-survey
method allowed us to examine how important these recommendations were to the
stakeholders. While previous studies have explored stakeholder preferences for family
involvement in a siloed manner by engaging with one stakeholder group at a time, the
modified nominal group technique brought all of them on one platform which enabled a rich
discussion and exchange of views (67-70). In contrast to existing studies, we also generated
recommendations which can be concretely implemented in early intervention services for

psychosis (71, 72).

Nonetheless, our study has important limitations. Despite efforts to elicit participation from
all stakeholders and to create a safe space, having all stakeholders present together might
have challenged some contributions due to relationships of power and role expectations. For
example, clinicians may have felt uncomfortable to articulate barriers to family involvement
and negative or difficult experiences with families in front of families and patients. Similarly,
family members may have hesitated to more strongly share experiences where they felt

excluded from care.

Also, families may not seek involvement because it can be hard for them to deal with their
loved one’s mental illness and caregiving can entail burnout and burden. But families in our
group made little mention regarding their own burden, contrarily to other studies (73, 74).
This could either reflect these particular families’ journeys or that they may not have felt
comfortable to describe these feelings in front of patients and families. Several points of
divergence still remain. While these are expectable, our study design did not allow us to

explore these further. We could have employed a longitudinal qualitative design and/or
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integrated other methods such as observation of actual encounters and individual interviews

towards this end.

While our e-survey served as a member check-in for some key findings derived from the
thematic analysis, we did not do a more elaborate process of member check-in after the
thematic analysis and after the ranking exercise. This study included stakeholders from a
single early psychosis clinic in a Canadian city which limits the applicability of our findings to
other contexts where different organizational and societal factors may influence the
experiences of young people, families, and clinicians. Further, our study only included
consenting patients and families who were or had been engaged in care in the early psychosis
program. A study on this topic may also have been more likely to attract patients who had
some level of contact with their families. A limitation therefore is that it does not include the
perspectives of those who disengaged from treatment and/or those who did not want their

families to be involved at all in their care.

6. Conclusion and Implications

Family involvement is an essential component of treatment in early intervention services for
psychosis. Families contribute immensely to facilitate the recovery of their loved one.
Patients, families, and clinicians agree that the contact between the family and the treating
team needs to continue over the course of the treatment. However, the method, frequency
and content of the contact can vary depending upon various clinical, familial, developmental
factors. There may also be differences in opinions about these within specific triads of
patients, families, and clinicians. Finally, there is general consensus that consent and
confidentiality, and privacy and autonomy/agency of the patient have to be respected.

However, these need not necessarily deter family involvement.

Consent and confidentiality evolve over the course of treatment and need to be revisited from
time to time. Our recommendations could be used as a starting point for a trialogue between
the patient, family, and the treating team to decide the nature of contact and family
involvement in treatment, and how to navigate issues of consent and confidentiality (see

Table 6). Future research could examine in greater detail how points of divergence or of
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greater nuance could be approached in clinical practice and how these aspects could be
operationalized as concrete recommendations while simultaneously giving space for treating
teams to adapt their intervention to a given context and keep the needed flexibility in their

approach throughout the follow-up.
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Figure 1

modified Nominal Group Technique Process m(NGT)

Step 1

Silent generation of ideas

Step 2

Round-robin to share responses

Step 2

Clarification and grouping of ideas

Step 4

Transcription and Qualitative Data analysis

Step 5

Development of prioritization e-survey

Step 6

Administration of e-survey

Step 7

Quantitative data analysis

Mote: Traditional NGT process: Silent generation of ideas, round-robin to share responses,
clarification and grouping of ideas, voting and ranking, and discussion

115



Table 1: Participant demographics (n=9)
Characteristics Patients | Families Clinicians Total
(n=3) (n=3) (n=3) n
Mean age (SD) 22.3(2.08)| 53(9.64) | 41(17.09) | 38.8 (16.63)
(min:max) (20-24) (42-60) (25-59) (20-60)
Gender
Female 1 2 2 5
Male 2 1 1 4
Education
CEGEP 3 0 0 E]
Undergraduate 0 3 0 3
Postgraduate 0 0 2 2
Doctor of Medicine 0 0 1 1
Employment
Part-time 3 0 0 3
Full-time 0 2 3 5
Retired 0 1
Relationship status (n=6)
Single 3 0 NA 3
Separated 0 1 NA
Married 0 2 NA 2
Living situation (n=6)
Parents 2 0 NA 2
Partner/children 0 3 NA 3
Friends 1 0 MNA
Ethnicity
White 1 2 2 5
Minoritized 1 1 1 3
Prefer not to answer 1 0 0 1
Birthplace
Born in Canada 3 2 2 7
Outside Canada 0 1 1 2
[Treatment status [n=6)
Current user 2 1 NA 3
Past user 1 2 NA E]
Relationship with client (n=3)
child | na 3 NA 3
Provider role [n=3)

Program director/ Psychiatrist NA NA 1 1
Clinical coordinator/ social worker NA NA 1 1
Case Manager/ Occupational NA NA 1 1
therapist

Table 2: List of themes and sub-themes

Themes

Sub-themes

Meaning and value of family involvement

Mo sub-themes

Factors that influence family involvement

Familial and developmental context and family involvement

Treatment context and family involvement

Treatment context and family Involvement: consent and
confidentiality

Preferred ways and methods of family

Contact between the family and treatment team

involvement

Interventions and supports for families
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Table 3: Statements based on importance categories (n=22)

3a: Theme 1: Types of family involvement

Votes Stakeholder
Statements
(out of 9) endorsement
Famnilies can support during crises, relapses, or hospitalizations. 7 most important IFM+2PT+2CL
Farnilies can educate themselves about the iliness. 5 most important 2PT+2FM+1CL
Families can accompany the young persen during appointments at the clinic. 5 moderately important | 2FM+2CL+1PT
Famili date the treating t bout d has ch i famil ber's behavi
amilies can update the _re ing team about progress and concerns such as changes in young family member's behavior, so 7 moderately important | 3PT+3FMICL
that treatment can be adjusted.
Farnilies can help the young person to stay in treatment and be in contact with the treating team. 5 moderately important | 2CL+2PT+1FM
Families can offer emotional support. 5 moderately important | 3FM+1PT+1CL
Farnilies can support the young person with their work or school. 7 least important 3FM+2PT+2CL
3b: Theme 2: Factors influencing family involvement
Votes Stakeholder
Statements
(out of 9) Endorsement

There should always be some involvement of families/carers in treatment, except when the families/carers are unhelpful or

5 most important 2FM+2CL+1PT
harmful.
The young person’s consent is necessary for families/carers to be involved in treatment. 5 most important JPT+2CL
The need for and frequency of family contact depends on the phase of recovery, e.g., more contact when there is a crisis or
quency Y o P P : &£ 7 moderately important | 3CL+2FM+2PT
relapse and less contact when the person is doing well.

The frequency and types of invalvement of families should be set based on patients’ preferences. 5 moderately important | 2FM+2CL+1PT
When patients are doing well, it is okay for busy treating teams to not contact families. 7 least important 3PT+2FM+2CL
3c; Theme 3: Contact frequency for family involvement

Statements Votes Stakeholder

(out of 9) Endorsement

Qver the course of two years, there should not be a minimum number of times that treatment teams should contact families. . 2CL+2PT+1FM

- 5 moderately important

Instead, they should contact families as and when needed.

Families and treating teams should be jointly responsible for maintaining contact with each other. 5 moderately important | 25P+2PT+1FM

Iaintaining contact with the family should be the primary responsibility of the treatment team (with families having the

: . E . d primary fesp u [ € 5 moderately important IFM+2PT

option of initiating contact).

Programs like * should systematically record presence or absence of contact with families in each patient's chart. 5 moderately important | 2PT+2FM+1CL
Because each person's situation is different, there cannot be any comman guidelings about involving families in treatment. £ |least important 3FM+2CL+1PT
3d: Theme 4; Dealing with consent and confidentiality of family involvement

Stat t Votes Stakeholder
alements (out of 9) Endorsement
If the patient does not consent to their treatment provider sharing information with families/carers, the treating team can still
receive information or updates from families and can share general information about the illness and treatment if families 5 most important ZFM+2CL+1PT
contact them.
Even if the patient has consented for families to be involved, treatment providers should always check with patients before . ZFM+2PT+2CL
o e ; & moderately important
disclosing any specific information.
When a patient does not consent to involving families;/carers, treating teams should try to convince them that family support . ZPT+2FM+1CL
i . o 5 moderately important
can be helpful and discuss their concerns about family involvement.
If the patient does not consent to their treatment provider sharing information with families/carers, the treating team should 7 least important 3CL+2PT+2FM
not have any contact with families/carers. P
Laws and regulations around consent and confidentiality make it difficult to involve families. 6 least important 3PT+2CL+1FM

Legend
PT = Patient; FM = Family member; CL = Clinician
*Name of program redacted for confidentiality purposes
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Table 4: Statements that did not qualify under any of the importance categories based on themes (n=18)

Statements

4a. Theme 1: Types of family invelvement

Stakeholder Endorsement (n=9)

Families can have the young person with psychosis live with them.

2FM+1PT = Most important
1CL+1PT = Moderately important
2CL+1FM+1FM = Least important

Families can develop emotional acceptance and adjust their expectations from their
young family member.

2CL = Most important
1CL+2FM+1PT = Moderately important
2PT+1FM = Least important

Families can be aware of and be involved in developing treatment plans.

2PT+1CL+1FM = Most important
1CL+1FM = Moderately important
1CL+1FM+1PT = Least important

4b. Theme 2: Factors influencing family involvement

Stakeholder Endorsement (n=9)

Involvement is influenced by the resources of families such as finances, accessibility of
the clinic, time available based on job and other commitments, etc.

1PT+1FM+1CL = Most important
2PT = Moderately important
2CL+2FM = least important

Invelvement is influenced by each family's culture around autonomy and support.

2FM = Most important
2CL+1PT = Moderately important
2PT+1FM+1CL = Least important

Involvement is influenced by the age or development of patients (e.g., adolescents
versus young adults versus adults).

1FM+1CL = Most important
1PT+1FM+2CL = Moderately important
2PT+1FM = Least important

There should always be some involvement of families/carers in treatment.

2FM = Most important
2PT+1FM = Moderately important
3CL+1PT = Least important

The frequency and types of involvement of families should be discussed jointly by
patients, families and treating teams.

2CL+1PT+1FM = Most important
2PT+1FM+1CL = Moderately important
1FM = Least important

4c. Theme 3: Contact frequency for family involvement

Stakeholder Endorsement [(n=9)

Families should be present at every point in treatment.

1PT+1FM+1CL = Most important
1FM+1CL = Moderately important
2PT+1FM+1CL = least important

Families and the treating team should have contact with each other at least once a
week for the first month.

2PT+2FM = Most important
2CL+1FM+1PT = Moderately important
1CL = Least important

Families and the treating team should have contact with each other at least once a
maonth throughout treatment (which is usually for 2 years at *).

2FM+1CL+1PT = Most important
2PT+1FM+1CL = Moderately important
1CL = Least important

Ower the course of two years, there should be a minimum number of times that
treatment teams should contact families. Beyond this minimum, treatment teams can
also increase contact depending on patients’ needs.

2CL+1FM+1PT = Most important
1CL+1PT+1FM = Moderately important
1PT+1FM = Least important

There should be guidelines about involving families for treatment teams to follow.

2CL+1FM = Most important
1CL+1FM+1CL = Moderately important
2PT+1FM = Least important

4d. Theme 4: Dealing with consent and confidentiality of family involvement

Stakeholder Endorsement (n=9)

If a patient is not a threat to himself or others, there should be no insistence on
involving families/carers if the patient does not desire such involvement.

2PT+1FM = Most important
1PT+1CL = Moderately important
2FM+2CL = least important

When the patient has consented for families to be involved, treatment providers
should use their judgment in deciding what information should and should not be
disclosed to families.

2CL+1PT+1FM = Most important
1CL+1FM+1PT = Moderately important
1PT+1FM = Least important

It is possible to involve families/carers and also respect patient consent and
confidentiality.

2PT+1CL+1FM = Most important
2CL+1PT+1FM = Moderately important
1FM = Least important

Even when patients consent for families to be involved, patients themselves should
make key treatment decisions.

2CL = Most important
2FM+1PT+1FM = Moderately important
2PT+1FM = Least important

When patients consent for families to be involved, key treatment decisions should
involve both the patient and the family.

2FM+1PT = Most important
2CL+1FM+1PT = Moderately important
1CL+1PT = Least important

Legend:

Ranks 1-2 = Most important, Ranks 4-7 = Moderately important, Ranks 8-10 = Least important

PT = Patient; FM = Family member; CL = Clinician

*Name of the early psychosis intervention program redacted for confidentiality purposes




Table 5: Statements based on themes (as questions) and individual ranks of all participants

- . . . PT1 | PT2 PT3 | FM1 FM2 | FM3 | CL1 | CL2 | CL3
5a. In what ways should families/ carers of persons with psychosis be involved?
Families can have the young person with psychosis live with them. 5 2 10 1 1 10 9 4 9
Farnilies can support during crises, relapsas, or hospitalizations. 1 5 2 2 2 3 1 3 4
Families can accompany the young persen during appointments at the clinic. 9 10 5 4 10 B 7 10 [
Families can support the young person with their work or school. & Q Q 10 ] g 10 5 10
Families can update the treating team about progress and concerns such as changes in young family
- = 4 4 ] 5 4 4 3 B 5
member's behavior, so that treatment can be adjusted.
Families can educate themselves about the iliness. 3 1 7 3 5 2 8 7 2
Families can develop emotional acceptance and adjust their expectations from their young family member. T 8 8 T 8 5 4 2 1
Families can help the young person to stay in treatment and be in contact with the treating team. a8 7 4 a8 [} 1 [ 6 3
Families can be aware of and be involved in developing treatment plans. 10 3 3 =] 3 8 2 g 7
Families can offer emotional support. 2 [} 1 6 7 7 5 1 B
5b. What influences the involvement of families/carers of persons with psychosis? PT1 | PT2 | PT3 | FM1 ( FM2 | FM3 | CL1 | CL2 | CL3
Involvement is influenced by each family's culture around autonomy and support. i a2 g 1 4 2 7 9 4
Involvement is influenced by the resources of families such as finances, accessibility of the clinic, time
. R N 5 2 4 3 10 8 B B 3
available based on job and other commitments, etc.
Inwolvement is influenced by the age or development of patients (e.g., adolescents versus young adults
Vheag P P le-g. voune 6§ | 8 | 0| 2 8 6 5| 2| 2
versus adults).
There should always be some involvement of families/carers in treatment. a8 5 7 4 1 3 10 10 9
There should always be some involvement of families/carers in treatment, except when the families/carers
9 [ 1 & 2 1 3 2 [
are unhelpful or harmiful.
The young person’s consent is necessary for families/carers to be involved in treatment. 3 3 2 7 [} 5 1 1 B
The need for and frequency of family contact depends on the phase of recovery, e.g., more contact when
. - ) . 4 1 [ 5 4 9 5 7 5
there is a crisis or relapse and less contact when the person is deing well.
The frequency and types of invelvement of families should be discussed jointly by patients, families and 1 4 5 & 3 4 3 5 1
treating teams.
The frequency and types of invelvement of families should be set based on patients’ preferences. 2 7 3 9 7 7 4 3 7
When patients are doing well, it is okay for busy treating teams to not contact families. 10 10 8 10 5 10 9 6 10
5c. How often should families/carers be involved? PT1 | PT2 | PT3 | FM1 ( FM2 | FM3 | CL1 | CL2 | CL3
Families should be present at every point in treatment. 1 g g 1 4 4 3 10 7
Families and the treating team should have contact with each other at least once a week for the first month. B 3 3 7 3 1 5 9 [
Families and the treating team should have contact with each other at least once a month throughout
R i 1 5 3 7 2 2 B 5
treatment (which is usually for 2 years at =).
Over the course of two years, there should be a minimum number of times that treatment teams should
contact families. Beyond this minimum, treatment teams can glso increase contact depending on patients” a8 2 7 2 4 8 4 2 2
needs.
Ower the course of two years, there should not be a minimum number of times that treatment teams should 3 7 4 o 6 9 7 5 10
contact families. Instead, they should contact families as and when needed.
Families and treating teams should be jointly responsible for maintaining contact with each other. =3 5 2 4 2 3 [ 4 3
Maintaining contact with the family should be the primary responsibility of the treatment team (with
- . - P 4 8 5] B 5 5 B 3 B
families having the option of initiating contact).
P like = should syst ticalk rd b f tact with families i h patient"
rograms like * should systematically record presence or absence of con wi milies in each patient’s 3 6 s 5 o 6 10 1 a
chart.
There should be guidelines about involving families for treatment teams to follow. 10 4 10 10 1 7 1 7 1
Because each person’s situation is different, there cannot be any common guidelines about involvin
ause each p . v E e 2 | w0 | 1 B | 10| w| |8 |39
families in treatment.
5d. How should consent and confidentiality be dealt with in involving families/carers? PT1 | PT2 | PT3 | FM1 | FM2 | FM3 | €11 | €12 | O3
If @ patient is not a threat to himself or others, there should be no insistence on involving families/carers if 1 7 1 2 8 7 g 5 8
the patient does not desire such involvement.
If the patient does not consent to their treatment provider sharing information with families/carers, the
treating team can still receive information or updates from families and can share general information & ] 3 3 4 3 10 5 1
about the illness and treatment if families contact them.
If the patient does not consent to their treatment provider sharing information with families/carers, the
_ ) L 7 10 10 i1 7 10 2 3 10
treating team should not have any contact with families/carers.
Even if the patient has consented for families to be involved, treatment providers should always check with
. . : I ) 3 5 4 4 10 4 8 7 5
patients before disclosing any specifici mation.
When the patient has consented for families to be involved, treatment providers should use their judgment 5 1 & 5 1 g 5 3 3
in deciding what information should and should not be disclosed to families.
Lawes and regulations around consent and confidentiality make it difficult to involve families. a8 L] L] 1 g [} 7 10 9
When a patient does not consent to involving families/carers, treating teams should try to convince them 4 3 7 7 3 5 7 3 7
that family support can be helpful and discuss their concerns about family involvement.
Itis possible to involve families/carers and also respect patient consent and confidentiality. z 4 2 5 5 2 4 4 2
Even when patients consent for families to be involved, patients themselves should make key treatment
nwWhen p P i o | 8| s | 10| s 8 3| 1| a
decisions.
When patients consent for families to be involved, key treatment decisions should involve both the patient
P eV P 10| 3 | s & 2 1 5|8 | s

and the family.

Legend:
PT-Patient, FM-Family Member, CL-Clinician
*MName of the early psychasis intervention program redacted for confidentiality purpases




Table 6 — List of recommendations for family involvement in early intervention services for

psychosis
5. Recommendations
No
1 | Families can support during crizes, relapses, or hospitalizations.
2 | Families can educate themselves about the illness.
3 | Families can accompany the young person during appointments at the clinic.
4 | Families can update the treating team about progress and concerns such as changes in young

family member’s behavior, so that treatment can be adjusted.

5 | Families can help the young person to stay in treatment and be in contact with the treating
team.

@ | Families can offer emotional support.

Families can be aware of and be involved in developing treatment plans.

Families can help the young person to stay in treatment and be in contact with the treating

team.

9 | When a patient does not consent to involving families/carers, treating teams should try to
convince them that family support can be helpful and discuss their concerns about family

involvement.

10 | Families should receive adequate information and education about psychosis, interventions,
community resources, and long-term outcomes,

11 | Families should be allowed to continue remain involved during hospitalisation, i.e., be able to
contact the and visit the patient, communicate with the treating team.

12 | Inpatient treating teams should explain hospitalisation procedures and processes clearly to
the patient and the family to assuage their anxiety and worry.

13 | Families and treating teams should be jointly responsible for maintaining contact with each
other.

14 | Early intervention service for psychaosis programs should systematically record presence or
gbsence of contact with families in each patient’s chart

15 | Even if the patient does not consent to their treatment provider for sharing information with
families/carers, the treating team can still receive information or updates from families and
can share general information about the illness and treatment if families contact them.

16 | The frequency and types of invalvement of families should be discussed jointly by patients,
families and treating teams

Considerations: Foctors such as patient’s oge, cultural context of the fomily, the larger service
context etc. will influence the uptoke of these recommendations. These recommendations are
based on data that emerged from both, Stage 1 ond Stage 3 of the study.
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Bridge 2

As noted in Chapter 1, and subsequently established in Manuscripts 1 and 2, there is a paucity
of research on family involvement in early intervention services for psychosis, particularly
from the perspectives of all pertinent stakeholder groups — patients, clinicians, and families.
In the psychosis field more broadly too, the focus has often been on specific family
interventions (e.g., family psychoeducation, multiple family group therapy; 8, 86) and
constructs like family support and expressed emotion (36, 276), which while helpful leave
many even simple questions unanswered (e.g., what is the level of contact between families

and treating teams over the course of a follow-up?).

Chapter 3’s thematic analysis highlighted the multiple ways in which families get involved in
the lives and care of their young, loved ones with psychosis. Yet, most quantitative research
in early psychosis has focused on a binary indicator of whether families are involved in care.
While our study and other qualitative studies highlight that families often extend concrete
support like reminding their loved ones regarding appointments and accompanying them
during appointments, this has not been systematically documented in early psychosis
research. Our next paper addresses this gap. Triangulated knowledge through qualitative and
guantitative methods can yield a rich comprehensive understanding of complex phenomena
such as family involvement and help design strategies for improved engagement of families

in early psychosis services.

This dissertation also argues that knowledge generated from single or dual stakeholder
perspectives can be limiting and therefore, it may be very important to examine phenomena
from the perspective of multiple stakeholders. Chapter 3 highlighted areas of within- and
between-group convergence and divergence among patients, clinicians, and service providers
in their views about and preferences for family involvement in early intervention services for
psychosis. Beyond a handful of qualitative studies (12, 26), to our knowledge, most research
on family involvement has often focused on one stakeholder group at a time. Our work
(Chapter 3) suggested that in general, all stakeholder groups value family involvement, but it

is not known if they differ in how helpful they find family involvement. Similarly, there has

125



been no examination of what patients, families, and clinicians report in terms of frequencies
of concrete forms of involvement of families. Our next paper undertakes such an examination.
This work will help document concrete forms of family involvement in treatment, as well as
attitudes towards such family involvement, and how these vary across stakeholder groups.
Such knowledge is essential before we seek to improve dialogue and practices around family

involvement in early psychosis services.

The following manuscript has been prepared for submission.
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Chapter 5

Manuscript Il

Real-World Evidence for Family Involvement in Treatment in Early Intervention

Services for Psychosis In Canada — a Multi-Stakeholder Perspective

Helen Martin, Aarati Taksal, Daniel Rabouin, Srividya N. lyer

Prepared for submission, 2024.
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Abstract

Background: Most research on family support in early psychosis has focused on a high-level
indicator of presence or absence of family contact in treatment, often upon entry. Few studies
have examined concrete forms of family involvement in treatment (e.g., reminders to take
medication), how these evolve over the course of the follow-up and what factors predict
these forms of involvement. Little is also known about how different stakeholders — patients,
families, and clinicians — report on the same forms of family involvement, as well as how they
perceive its helpfulness. Addressing these gaps, this study examined concrete aspects of and
attitudes towards family involvement as reported by patients, families, and clinicians over a

two-year period of early intervention for psychosis.

Methods: The study was conducted in two McGill university-affiliated early intervention
services for psychosis in Montreal, Canada. The sample comprised of patients with a first
episode of psychosis (n=139 at baseline; n=82 for at least two time points during the follow-
up), their families (n=113 at baseline; n=100 for at least two time points during the follow-
up), and their treating clinicians. In addition to socio-demographic and clinical data, patients,
families and clinicians responded to six items regarding family involvement at Month 1,
Month 12, and Month 24 after entering treatment. Items pertained to frequencies of
medication reminders, appointment reminders, accompaniment to appointments, and family
contact with treating team; and desired level and helpfulness of the family’s involvement in
treatment. Generalized estimating equations (GEE) and proportional odds models were used
to examine whether reported frequencies of and attitudes towards family involvement
changes over time and based on the stakeholder reporting (patient, family, or clinician), while

accounting for relevant covariates.

Results: Over time, families are reported to issue fewer medication and appointment
reminders, and to accompany their loved ones to appointments and have contact with their
treating team less often. Family involvement is also seen as less helpful over the course of
follow-up. Clinicians perceive families as issuing fewer medication and appointment

reminders to their loved ones, compared to families themselves. They also see the
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involvement of families as less helpful than families and patients themselves, although all
stakeholders still generally view family involvement positively. Families also reported that
they had accompanied their loves ones to appointments and had contact with their treating
teams more often than patients themselves did. Compared to patients, families also desired
a higher level of involvement in treatment than currently and found family involvement to be
more helpful. A higher frequency of family involvement in treatment was also reported for

younger patients.

Conclusion: We found that family involvement in the treatment of young persons with early
psychosis evolves over the course of treatment. The general trend is that it decreases with
time and is higher for younger patients. Further, even on concrete aspects of family
involvement, there is considerable variation between different stakeholders. This implies that
there needs to be more communication between the patient, family, and the clinician to avoid
misalignment and miscommunication. Also, that families were seen as less involved and less
helpful in treatment by patients and clinicians than families may explain why families feel not

adequately included as key partners in early psychosis care.
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1. Introduction

Given that they are often young (adolescents or young adults) at the time of the onset of their
psychosis, many individuals with first-episode psychosis are often living with and/or in regular
contact with their families(1, 2). Families are also often the first ones to initiate help-seeking
(3-6) and are usually, also involved in treatment, often providing critical information to
treating teams to support diagnosis and treatment planning; liaising with teams and
supporting at the time of crises or relapses; and more generally, supporting the recovery

journeys of their loved ones (7-10).

There is strong evidence on the benefits of family involvement in early psychosis for a range
of outcomes including relapse reduction (11), medication adherence (12), service
engagement (1), social and functional outcomes (13, 14), and quality of life (15). Despite this,
there are some critical knowledge gaps with respect to the involvement of families in early
psychosis. In general, there have been less than a handful of studies that have examined how
family involvement and attitudes associated with it evolve over the course of a follow-up in

early psychosis.

Nuttall et al. (16) examined family burden, patient quality of life and positive symptoms over
a 24-month course of follow-up in the RAISE-ETP study in the United States. They found that
initially, levels of positive symptoms and levels of family burden were associated; later, as
patients’ quality of life improved, family burden reduced. In a cross-cultural study involving
Montreal, Canada and Chennai, India, lyer et al. (1) case managers tracked their contact with
patients’ families over a 24-month period and found significantly higher levels of contact with
families in India compared to Montreal. More recently, Oluwoye et al. (2) reported that
families were more likely to attend appointments during the first seven months if they had
been initially engaged in treatment, highlighting that it was important that treating teams

ensured a connection with families earlier during the follow-up.

Little is known about how different stakeholders — patients, families, and clinicians — report
on the same forms of family involvement, as well as how they perceive its helpfulness. To our

knowledge, no studies in early psychosis have elicited the same quantitative data (e.g.,
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desired level of involvement of families in treatment, how often families accompany their
loved ones to appointments) from all three stakeholder groups. This may be important
because there are some indications that stakeholders’ perspectives can often vary, even
about the same phenomena (17, 18). For instance, clinician-rated and patient-reported

quality of life and medication adherence ratings can vary (19, 20).

When it comes to family involvement, we know from qualitative studies (21-23), including our
own (Martin et al., in preparation, Chapter 4) that there may be some critical ways in which
stakeholders differ in their views and preferences regarding family involvement in treatment.
With few exceptions, even these studies have generally interviewed one stakeholder group
at a time. Nonetheless, they have yielded some important insights, and highlighted the need
to consider the perspectives of the three key stakeholders in the clinical encounter at once —
the patient, the family and the clinician. Patient’s consent and confidentiality are brought up
by all stakeholders as a barrier to family involvement in treatment (24, 25). But the extent to
which this is an actual barrier is not clear (e.g., the percent of patients refusing consent for

their families to be involved in early intervention services).

Families tend to prefer to receive continuous support from, and consistent contact with,
mental health services, and often report several barriers to participating in their loved one’s
treatment such as their own work schedules, power imbalances with clinicians, clinicians not
keeping them informed, clinicians disregarding their knowledge or not being aware of
appreciative of their role and context, etc. (26-29). On their part, clinicians, treatment
structures and policymakers generally endorse families as important in treatment, as also
reflected in most clinical practice guidelines for early psychosis (Martin et al., in

preparation/Chapter 3; (30, 31)).

Clinicians may also perceive some families as cooperative and others as disengaged or
harmful (32, 33). Both patients and clinicians value patient autonomy and agency, which may
at times hinder them from involving families in care or from seeing it positively (34). Cameron
et al’s (26) systematic review of mental health service users’ perspectives of family
involvement found that service users can view family involvement positively (e.g., because it

provides comfort and practical support) and negatively (e.g., because of problematic
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relationships with families, or feeling excluded from decisions made by families and clinicians

working together).

Most quantitative research on family support in early psychosis has focused on a high-level
indicator of presence or absence of family contact in treatment, often upon entry (35, 36).
Few, if any, quantitative studies have examined concrete forms of family involvement in early
psychosis treatment (e.g., reminders to take medication, families helping their loved ones to
get to appointments, etc.), how these evolve over the course of the follow-up, and what
factors predict these forms of involvement, even though multiple qualitative studies highlight
that families often support their ill family member’s treatment through practical or
instrumental means such as housing, transport to appointments, encouraging medication
adherence, etc. (37, 38). Addressing these gaps, this study examined concrete aspects of and
attitudes towards family involvement as reported by patients, families, and clinicians over a
two-year period of early intervention for psychosis. Our specific questions were (A) How do
concrete aspects of and attitudes towards family involvement change over the course of a
follow-up? (B) Are there any differences between patients, families and clinicians in their

reports of concrete aspects of and attitudes towards family involvement?

2. Methods

The study had a quantitative longitudinal design and was a part of a larger study examining
outcomes and family factors in first-episode psychosis. Institutional ethics boards in Montreal
approved the study. All participants provided informed consent. Participants younger than 18

provided assent, and their parents/guardians gave consent.

2.1 Setting

This study was conducted in two early intervention services for psychosis affiliated with McGill
University, Montreal, Canada (both called PEPP): the Prevention and Early Intervention
Program for Psychosis at Douglas Mental Health University Institute and the Prevention and
Early Intervention Program for Psychosis at McGill University Health Centre. Both services are

publicly funded programs and have an open-referral system. Both provide services to young
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people experiencing their first episode of psychosis. Treatment is characterized by early,
phase-specific, and recovery-oriented approaches provided by a multidisciplinary team (case
managers, psychiatrists, occupational therapists, etc.) over two years. Treatment consists of
assertive case management, family psychoeducation, flexible administration of antipsychotic
medication, and, if necessary, other individual and family psychosocial interventions (1, 13,

39).

2.2 Inclusion and Exclusion Criteria

This study included three stakeholder groups at PEPP: patients with first-episode psychosis
receiving services, families of patients with first-episode psychosis, and clinicians. Patients
were eligible for the study if they were between 16 and 35 years old; had a primary diagnosis
of schizophrenia-spectrum disorder or affective psychosis as per the DSM-IV-TR criteria (63);
had not been previously treated with antipsychotics for more than 30 days; and could
communicate in French and/or English. Those with organic or substance-induced psychosis,
an 1Q<70 or a pervasive developmental disorder were excluded. Those with co-occurring
substance use were included. Family members recruited for this study were parents,
spouses/partners, grandparents, extended family members, and friends of patients followed
at PEPP. Clinicians were case managers (i.e., counsellors, social workers, occupational

therapists, psychiatric nurses) who worked with patients and families at PEPP.

2.3 Assessments

All assessments were administered by trained research staff and completed in French or
English, depending on participants' preferences. Socio-demographic data for all participants
and clinical data for patients were obtained at entry into the study. Diagnoses were based on
the Structured Clinical Interview for DSM-IV (SCID) (40). Age at onset of psychosis and
duration of untreated psychosis were ascertained through the Circumstances of Onset and
Relapse Schedule (CORS) (41). Duration was defined as the number of weeks between the
onset of psychosis and the commencement of treatment (typically, initiation of antipsychotic

treatment).

133



The Scale for Assessment of Positive Symptoms (SAPS) and the Scale for Assessment of
Negative Symptoms (SANS) (42, 43) were used to rate the severity of positive and negative
symptoms at baseline. The latter excluded scores on the items of ‘inappropriate affect’ and
‘poverty of content of speech’ and items for the ‘attention’ subscale, as these have been
shown not to be part of the negative symptoms’ domain (39). Positive symptom remission
was achieved if patients obtained a rating of 2 or lower (indicating mild severity) on global
scores for hallucinations, delusions, bizarre behaviour, and formal thought disorder using the
SAPS. Negative symptom remission was defined as ratings of 2 or lower on affective flattening,
alogia, avolition, apathy, and anhedonia using the SANS (44). Furthermore, remission, defined

similarly, within the initial three months was categorized as "early remission." (45).

Assessment of family involvement: Participants responded to six items regarding family
involvement in the beginning of treatment (Month 1), in the middle (Month 12 after entry or
Month 6 if Month 12 was not available) and near the end of treatment (Month 24 after entry
or Month 18 if Month 24 was not available). Items were rated on a scale of 1to 6, or 0 to 5,
where higher ratings indicated more family involvement or more positive attitudes towards
family involvement in the treatment. All respondents answered the same six items at all
timepoints, with minor changes in wording (e.g., “My family reminded me to take my
medication” versus “l reminded my family member to take his/her medication” versus “The
patient’s family reminded the patient to take his/her medication” in the patient, family, and
case manager versions, respectively). See supplemental Table 1 for all items. Four items were
about concrete forms of family involvement (Iltems 1-4) and two about attitudes towards

family involvement (Items 5 and 6).

Item 1: frequency of medication reminders given by the family to the patient (never, once
every few months, monthly, weekly, more than once per week, daily), scored on a 6-point
scale.

Item 2: frequency of appointment reminders given by the family to the patient (none, 1 out
of 5 appointments, 2 out of 5 appointments, 3 out of 5 appointments, 4 out of 5

appointments, all appointments), scored on a 6-point scale.
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Item 3: frequency with which family accompanied patients to their PEPP appointments (none,
1 out of 5 appointments, 2 out of 5 appointments, 3 out of 5 appointments, 4 out of 5
appointments, all appointments), scored on a 6-point scale.

Item 4: frequency of family’s contact with the treatment team (Never, once every few
months, monthly, weekly, more than once per week, daily), scored on a 6-point scale.
Item 5: desired level of family involvement in treatment (not at all, a lot less than now, a bit
less than now, to the same extent as now, a little more than now, a lot more than now) scored
on a 6-point scale.

Item 6: perceived helpfulness of family’s involvement in patient treatment (very unhelpful,

unhelpful, neither helpful nor unhelpful, helpful, very helpful) scored on a 5-point Likert scale.

2.4 Data Analysis

Statistical analyses were computed using SPSS version 29 for descriptive analyses and R
statistical package (version 4.3.2) for Windows for question-driven analyses. Group data were
represented as means, standard deviations (SDs), median, range, frequency, and percentages,
and compared using chi square and independent samples t-tests. Effect sizes were computed

using Cohen’s d and interpreted as small (0.2), medium (0.5) and large (0.8 and above) (46).

Data for Items 1,2, 5, and 6 (ordinal data) from different stakeholders, at Time 1 (Month 1), 2
(Month 12) and 3 (Month 24) were analyzed using generalized estimating equation (GEE). For
Iltems 3 and 4, whose response categories enquired about the number of occurrences
(frequency of medication reminders and accompanying patients to appointments), a Poisson
distribution with a log link functionwas used. We examined the effects of stakeholder group
(patient, family, clinician) and time on outcomes assessed by each of the six family
involvement items. Time was the repeated measure with the correlation structure as
independence (47). Time was treated as a continuous variable because the time graphs of the
raw data for each stakeholder showed a clear linear trend. To estimate the rate at which
events were occurring, the coefficients were exponentiated to obtain the odds ratio. The
family stakeholder was the reference group in our models, which were also adjusted using

covariates.
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We initially ran univariate analyses with variables that could be potentially associated with
family involvement (based on previous literature(48-50)) - age at entry, gender, ethnicity
(visible minority or not), education level (high school completed or not), occupational status
(employed/student or not employed/not in school), duration of untreated psychosis,
substance use diagnosis (yes/no), positive and negative symptoms severity at baseline, and
early positive remission and early negative remission. Only those covariates which were
significant at p<0.1 for each item were selected to be entered in the final models for each of

the six items.

3. Results

3.1 Descriptive Statistics

3.1.1 Respondents vs non-respondents

Of the consenting 165 patients and 128 family members, 139 (84%) patients and 113 (88%)
families responded to the family involvement items at least once during their follow-up. A
comparison of patient respondents versus non-respondents indicated that at baseline, the
two groups were comparable on variables of age at entry, gender, education, employment
status, relationship status, living situation, diagnosis and substance use, age at onset of
current psychosis episode, DUP, and positive symptom severity. However, the respondents
had significantly higher negative symptom severity (23.24, 12.85) compared to non-
respondents (18.48, 9.37) (t=1.766, df=158, p=0.40, Cohen’s d=0.384). Family respondents
and non-respondents were comparable on gender, relationship with the patient, education,

and age.

3.1.2 Respondents

In this section, we present socio-demographic and clinical characteristics of participants who
responded to the family involvement items at least once during their follow-up. Results
(Tables 1, 2 and 3) indicate that at entry into the study, patients were in their mid-twenties.

A majority were men, white, were single, were unemployed, resided with their family, had
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more than high school education, were diagnosed with schizophrenia-spectrum disorder, and
had no co-occurring substance use. The average age at onset was 23 years and the median
DUP was 10 weeks. The majority of family members were 51-60 years old, white, women,
parents and had a university-level education. All the clinicians were case managers, with the

majority being women, social workers, and were either 31-40 or 51-60 years old.

3.2 Family Involvement in Treatment: Effects of Time and Stakeholder Group

Data were analyzed separately for each of the six family involvement items presented in
Tables 4a-f; with means and SDs for each item presented in supplementary tables 2a-f. The
analyses included only those who had data for at least two of the three time points, which
was approximately 100 patients, 82 families, and 147 patients for whom clinicians rated these
items, with Ns varying between items due to missing data. Data from families who had filled
out the questionnaire but whose patients had not consented to research (n=19) was also

removed for this analysis.

Item 1 (frequency of medication reminders given by families): The effects of time (OR = 0.78,

95% Cl [0.65, 0.93], p=0.007), stakeholder group (OR = 0.38, 95% Cl [0.25, 0.57], p<0.001;
families compared to clinicians) and age (OR = 0.95, 95% CI [0.90, 0.99], p=0.029) were
significant. Overall, as reported by all stakeholders, the frequency of medication reminders
being given to patients significantly decreased over the duration of the follow-up. For every
one unit increase in months, the frequency of medication reminders decreased by 1.28 times.
The means at entry, year 1 and year 2 (i.e., the three time points) indicate that there was wide
variation in the frequency with which families were reported as giving medication reminders
to their loved ones. Clinicians estimated that families gave medication reminders to patients
2.63 times less frequently than did families. For every one unit decrease in age (years), the
frequency of medication reminders given by families increased by 1.05 times. Other

covariates (education, occupational status, early positive emission) were not significant.

Item 2 (frequency of appointment reminders given by families): The effects of time (OR =1.27,

95% Cl [1.07, 1.51], p=0.006), stakeholder group (OR = 1.74, 95% Cl [1.12, 2.71], p=0.014;
families compared to clinicians) and age (OR = 0.94, 95% Cl [0.90, 0.98], p=0.002) were
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significant. Overall, as reported by all stakeholders, frequency of appointment reminders
being given to patients significantly increased over the duration of the follow-up. For every
one unit increase in months, the frequency of appointment reminders increased by 0.78
times. The means at entry, year 1 and year 2 (i.e., the three time points) indicate that there
was wide variation in the frequency with which families were reported as giving appointment
reminders to their loved ones. Clinicians estimated that families gave appointment reminders
to patients 0.57 times more frequently than did families. For every one unit decrease in age
(years), the frequency of medication reminders given by families increased by 1.06 times.

Other covariates (education, substance use) were not significant.

Item 3 (humber of appointments for which the family accompanied the patient): The effects

of time (OR =0.68, 95% Cl [0.57, 0.82], p<0.001), stakeholder group (OR =2.22,95% Cl [1.58,
3.12], p<0.001; families compared to patients) and age (OR = 0.94, 95% Cl [0.90, 0.98],
p=0.002) were significant. Overall, as reported by all stakeholders, the number of
appointments during which patients were accompanied by their families significantly
decreased over the duration of the follow-up. For every one unit increase in months, the
number of accompanied appointments decreased by 1.47 times. The means at entry, year 1
and year 2 (i.e., the three time points) indicate that there was wide variation in the number
of times that families were reported as having accompanied their patients for appointments.
Patients estimated that families accompanied them for appointments 0.45 times more than
families did. For every one unit decrease in age (years), the number of appointments that

families accompanied patients increased by 1.06 times.

Item 4: (frequency of contact between families and treating team): The effects of time (OR =

0.55,95% Cl [0.46, 0.65], p<0.001), stakeholder group (OR =0.59, 95% Cl [0.40, 0.86], p=0.006;
families compared to patients) and age (OR = 0.94, 95% Cl [0.90, 0.97], p=0.001) were
significant. Overall, as reported by all stakeholders, the frequency of contact between families
and treating teams significantly decreased over the duration of the follow-up. For every one
unit increase in time (months), the frequency of contact decreased by 1.81 times. The means
at entry, year 1 and year 2 (i.e., the three time points) indicate that there was wide variation
in the frequency of contact between families and treating teams. Patients estimated that

families had 1.69 times less contact with treating teams than families did. For every one unit
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decrease in age (years), as reported by all stakeholders, the frequency of contact between

families and treating teams increased by 1.06 times.

Iltem 5 (desired level of family involvement in treatment than now): There was a significant

main effect of stakeholder group (OR =0.21, 95% CI [0.11, 0.37], p<0.001; families compared
to patients) and age (OR = 1.04, 95% CI [1.01, 1.07], p=0.021). The effect of time was not
significant. Compared to families, patients reported that they would desire a lower level (by
4.76 times) of involvement than now. Interestingly, with every one unit increase in age of
patients, the desired level of involvement from families increased by 0.96 times. Other
covariates (gender, DUP, early negative remission, and negative symptom severity at

baseline) were not significant.

Item 6 (perceived level of helpfulness of family involvement in treatment): Results indicated

that there was a significant main effect of time (OR = 0.84, 95% CI [0.72, 0.98], p=0.025); of
stakeholder group (OR=0.42, 95% Cl [0.25, 0.70], p=0.001; patients compared to families and
OR =0.30, 95% CI [0.19, 0.46], p<0.001; clinicians compared to families). For every one unit
increase in time (months), the perceived level of helpfulness of family involvement decreased
by 1.19 times. Compared to families, patients rated family involvement as 2.38 times less
helpful and clinicians as 3.33 times less helpful. The means (see supplementary table 2f)
indicate that while families generally rated their own involvement in treatment as being
between “helpful” and “very helpful”, other stakeholders rated the involvement of families
as being between “neither helpful not unhelpful” and “helpful”. Other covariates (age and

negative symptom severity at baseline) were not significant.

4, Discussion

Our study examined four concrete forms of and two attitudes towards the involvement of
families in early intervention services for psychosis, with respect to their evolution over a two-
year course and how they vary between patients, families and case managers. At the outset,
it is important to note that there is significant heterogeneity on nearly all items but few to no
scores at the extreme ends, suggesting that at least when families are involved (which is the

case for this sample), there is variability in the extent to which they are involved and how it is
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perceived. This aligns with previous quantitative and qualitative research, including our own
(Martin et al., in preparation/Chapter 4) and underlines the myriad patient-level, family-level,

program-level and societal factors that shape family involvement (24, 51).

The general pattern in terms of a lack of extreme scores highlights that at least in high-income
contexts like Montreal, families are rarely always present or extending support and never
present or extending support (when they are aware of their loved one’s treatment or their
loved one has consented, the sample in our study). This is unlike contexts like India where
families engaged in treatment generally tend to be always present (1). Still, these concrete
supports like reminders regarding medication or appointments and accompanying during

appointments are important ways that families support the engagement of their loved ones.

Indeed, a recent study from Toronto, Canada (52) found 25.7% of service users with first-
episode psychosis identified, “I forgot appointments or lose track of time” as a barrier to
service engagement”. Conversely, 14.4% of service users in the same study identified “My
family member helps get me there” as a facilitator to service engagement. Encouragingly, our
findings also highlight that there were few stakeholders who saw family involvement as “very
unhelpful” (no families or case managers and only 3 patients). This too aligns with previous
qualitative literature in psychosis that most stakeholders generally value family involvement
(53, 54). This is reassuring because family involvement has consistently shown to improve
various outcomes in psychosis, such as remission, hospitalization, relapse, quality of life,

medication adherence, and social and occupational functioning (1, 39, 48, 55-57).

4.1 How Do Concrete Forms of And Attitudes to Family Involvement Change Over Time?

With respect to our first research question, we found that with one exception, all examined
aspects of family involvement shifted significantly over the course of a follow-up, highlighting
the importance of studying family involvement using a longitudinal perspective, something
that is still rare in early psychosis research. Overall, the frequencies of medication reminders
given by families to patients, contact between family and treating team, and families

accompanying patients to their appointments reduced over the two-year period.
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To our knowledge, previous research in first-episode psychosis has not looked at frequencies
of and evolution in families issuing medication reminders and accompanying their patients
during appointments. Congruent with our finding, one study (from our group in the same
setting) found that contact between treating teams and families (as recorded in these studies
by clinicians) reduces over the course of a follow-up in early intervention (1, 2) and another
that attendance in family psychoeducation reduces over the course of time (58). It is
understandable that generally, as patients become functionally and symptomatically better,
they may need a reduced frequency of concrete involvement of their families in their

treatment.

Interestingly, an opposite pattern was found with family reminders for attending
appointments increasing over time. This may be related to the parallel trend of reducing the
frequency of families accompanying their loved ones to appointments. Also, as patients may
become better, they may not feel the need for going for sessions, and may need more
reminders for appointments, and thus continuing treatment. In terms of attitudes, the
preference for family involvement in treatment remained stable over time, but there was a
decrease (albeit small) in the perceived helpfulness of family involvement in treatment over
time. This may have likely been driven by a shift in clinicians’ and patients’ attitudes, as our

findings in relation to stakeholder effects indicate.

4.2 Views of Patients, Families, and Clinicians

Families’ and patients’ reports of frequencies of medication and appointment reminders
converged but diverged with reference to frequency of contact between treating teams and
families and patients being accompanied by their families, as well as on the two attitudinal
items. Patients reported a far lower frequency of contact between families and their treating
teams — this may be because they may not always be aware or present when there is such
contact, which may happen by phone or text or email, particularly later during follow-up.
Being the main units of therapeutic attention, patients may also tend to underestimate the
contact that their families and treating teams have. They also desired a lower level of
involvement from families than families did and found family involvement less helpful than

their families did. While significant, one must not extrapolate this to infer that patients did
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not desire family involvement or that they found it unhelpful — these are differences in
degrees of desired involvement and perceived helpfulness of family involvement. While this
discrepancy in attitudes has not been examined earlier by quantitative studies in early
psychosis, it aligns with previous qualitative studies of family involvement in treatment for
schizophrenia-spectrum disorders (59, 60) . In first-episode psychosis, this discrepancy may
also reflect the play of a normative developmental struggle between autonomy and
independence versus relatedness and interdependence (8, 15) , overlaid over the push and
pull between patients’ agency and autonomy vis-a-vis treatment and family structures that
can align with, hinder or facilitate such agency (61). Also, there was a marginal discrepancy
(much smaller in size than the other ones) between patients and families with respect to how

frequently they reported that their families accompanied them to appointments.

Families’ and clinicians’ reports of frequencies of patients being accompanied by their families
and contact between treating teams and families, as well as preferred level of family
involvement converged. But they diverged with respect to reports of medication and
appointment reminders, and perceived helpfulness of family involvement. Our results suggest
that even regarding somewhat tangible, concrete aspects of family involvement in treatment,
stakeholders’ reports do not always converge. For behaviours that usually take place at home
(reminders for medication and appointments), patients and families’ reports converged, but
not those of families and clinicians. There was, however, convergence between families and
clinicians for behaviours that are observable by clinicians (families accompanying patients to
appointments; and contact between family and treating team), which may also be

documented in clinical notes.

Clinicians perceived family involvement as substantially less helpful than did the families
themselves. Even though this is still a difference in degrees, this is concerning because it may
clarify why families feel excluded or their role and perspective not adequately considered in
their loved one’s treatment. While novel because of our study’s multi-stakeholder,
longitudinal and quantitative lens, our finding that both patients and clinicians see family
involvement as less helpful (among the top differences between stakeholders that we found
in terms of size) than families is striking, and somewhat congruent with findings from a recent

survey (52) which found that families (8% of them), but no patients endorsed “My family does
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not want me to be as actively involved in care as | would like to be” as a barrier to service
engagement. Earlier, lyer et al. (62) found that when asked to assign responsibility for
addressing the needs of persons with mental health problems, families assigned more
responsibility to families (versus to persons with mental health problems themselves) than
patients and clinicians. This was the case in early intervention services in Canada and India.
This suggests that families may see themselves as having a bigger role in supporting their

loved ones than other stakeholders (patients and clinicians) do.

Overall, our findings highlight that there may sometimes be communication and alignment
gaps between clinicians and families (as well as between families and patients) with respect
to family involvement. These gaps could be bridged (or their negative impacts mitigated even
when attitudes are not shifted) by clinicians seeking more information from families and
patients, as well as by clinicians creating more opportunities for triadic dialogue between
patients, families, and clinicians. Moreover, opting for such an approach has also been

deemed as convenient and user-friendly for clinicians (24, 27, 59, 63-65).

4.3 Other Influences

As expected, we found that families were reported to extend more concrete supports (all four
items) to younger patients. This is understandable given that younger patients may require
more parental support, and as they become young adults, strive towards more autonomy in
their treatment (66, 67). This is congruent with a developmental viewpoint (8). Interestingly,
older patients desired a slightly higher level of family involvement. This too may parallel
developmental processes whereby adolescents and younger adults may be more centrally
focused on the developmental task of individuation (albeit to varying degrees based on their
sociocultural context) than their slightly older counterparts (e.g., between the ages of 25 and
35). Jones et al. (8) has also reported that preferences for family involvement varied by age
of persons with early psychosis. Interestingly, no other factors (e.g., symptoms) shaped the
six aspects of examined family involvement in multivariate analyses. However, we may have

been underpowered to detect some of these differences.
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5. Strengths and Limitations

This study adopts a multiple stakeholder perspective to studying family involvement in early
intervention for psychosis. Along with its integration of a triadic and longitudinal perspective,
the examination of attitudes towards family involvement is a novel contribution of the study.
By focusing on concrete, simply worded items related to family involvement, we could gauge
what patients, families, and clinicians reported about practical supports extended by families
towards the ends of service and medication engagement. Asking the same questions of all
three stakeholder groups yielded valuable insights about gaps in alignment in their views, that
in turn help explain consistent findings from qualitative studies (e.g., families feeling excluded
despite clinicians endorsing that they involve and value families) and have implications for

improving family work in early psychosis services.

However, we acknowledge that the study was carried out in one specific city in Canada, and
the study would need to be replicated with other samples from other early intervention
services. We included participants who were engaged in care and willing to engage in research
and filling out measures, which shapes and limits the generalizability of our results,
particularly with respect to those young people and families who may have both difficult

relationships with each other and/or difficult treatment journeys.

Our sample sizes were also modest and precluded the examination of all pertinent covariates
in our models (resulting in us opting for the less ideal option of being guided in our choice of
covariates to include by first running univariate analyses). Our small sample sizes also
precluded more sophisticated analyses such as interaction and path effects (e.g., does change
over time vary across stakeholder groups?) or whether specific events (e.g., relapses) are

associated with changes in family involvement.

We also used only patient-related variables as covariates in our study, whereas literature
indicates that family-related (including important cultural factors) and provider-related
variables also impact family involvement in treatment (24, 68). Finally, a mixed methods

approach with an in-depth qualitative component would have been helpful, as well as
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studying additional aspects of family involvement in treatment like attendance in family

psychoeducation and family peer support.

6. Conclusion and Implications

The nature of family involvement changes over the course of a follow-up in early intervention
services. There are differences in reports of concrete forms of and attitudes towards family
involvement between them. Thus, open channels of communication are essential between
patients, families, and clinicians. Clinicians should be trained and supported in facilitating such
triadic communication at multiple junctures over the course of treatment. Assessment of
family involvement need to be carried out periodically as a part of measurement-based care.
Data collected this way can inform early intervention services as to how they are performing
against policy guidelines or standards, as well as against the preferences of stakeholders.
Research on engagement and involvement of patients and families in early psychosis should

ideally involve all pertinent stakeholder groups.
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Table 1: Bazeline socio-demographic and cinical characteristics of patients who responded to at least one item at
one timepoint during their follow-up {N=139)

Median = 10 {0-584.29)

Variable M (%) | M (5D]) Test statistic
Age at entry (years) (n=139) 24,38 [5.33)
Gender #:=91.40; df =2; p=<=0.001
Men 53 [66.91)
Waomen 45 (32.37)
Transpersons 1i0.7)
Total 135 {100}
Education H=28.27; df =1; p==0.001
Lezz than High School 37127.2)
Completed high school or maore 9% (72.8)
Taotal 136 {100}
Oiccupation Status #=R3.73; df =2; p=<=0.001
Student 21115.8)
Emiployed 28 (21.1)
Unemployed 24 (83.2)
Taotal 133 {100}
Visible minority status X2=566.60; df =2; p=<=0.000
Mo [White] 77 (57.9)
Yes [Minoritized)
Indigenous 2i1z)
Visible minarity 54 (40.6]
Tatal 133 (100}
Relationship Status
Single 125 (30.5)
Pdarried/ Common Law relationship 12 (8.7
Separzted) divorced [/ widowed 1i0.7)
Total 133 (100}
Living Situation ¥'=208.85; df =3; p==0.001
Alone 14{10.4]
With family 106 [72.5)
With friend / roommate 13 [9.5]
In residence, group homs or homekess 2i14)
Tatal 135 {100}
SCID Diagnosis
Schizophrenia-spectrum Disorders 95 (£9.3) ¥'=20.504; df =1; p==0.001
Affective psychosis 420207
Total 137 (100)
Substance Abuse or Dependence [5CID) ¥'=10.124; df =1; p=0.001
No 73 [64.5)
Yes 43 (35.5)
Total 121 {100}
Age at onset of current psychotic episode (years) 23 46 (5.80)
[n=135)
DUP {weeks) to presenting episode [n=131) 4451 (34,900

Positive symptom severity at baseline {mean, 5.0)
(n=129)

35.29 [14.69)

Megative symptom severity at baseline (mean,
5.0} im=135)

23.24 (12.85)

Early positive remission

X'=20.2; df =1; p=0.001

Yas 96 (59)
Mo 43 (31)
Early negative remission #4=h.05; df =1; p=0.014
Yes 55 (39.5)
Mo 84 (80.5)

MNaote: Total ns for each item may not match dus to missing values.

Significancs level set 2t < 0.05




during their follow-up (N=113)

Table 2: Socio-demographic characteristics of families who responded to at least one item at one timepoint

Variable M [%5) Test statistic
AEE range im years
2130 13 [12.4)
31-40 c (3.8
41-50 14 (13.3)
5160 55 (52.4)
61-70 16 (15.2)
71-20 7(13)
Total 105 {100)
Gender Wi=41 18; df =1; p==0.001
Men 21 (19.3)
Women 88 (80.7)
Total 105 {100)
Education #:=00.05; df =5; p==0.001
Less than high schoaol EXEY
High schoal 1z (17.8]
Collegefvocational degree/ Diploma 30 (25.7)
Bachelor's degree 37 |26.6)
Master's degree 10 (5.5}
Doctoral degree EXES!
Total 101 {100)
Visible minority statusl #2=13.36; df =L; p==0.000
Mo [White) 62 (59.2)
Yes [visible minority) 28 (30.8)
Total 51 (100)
Relationship with patient ¥:=170.15; df =3; p=<=0.001
Parent B85 (78.9)
Spouse) Partner 3i{83)
Libling 11 (10.1)
Other 3(2.8)
Total 105 (100)

Note: Total n= for each iterm may not match dus to missing values.

Significance lewvel sst =t < 0.05
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Table 3: Socio-demographic data of clinicians [all case managers) at baseline (n=13)

Variable M [5%8)
Age range (years)
21-30 1({11.1)
31-440 3 (33.3)
41-50 2(22.2)
51-60 3(33.3)
Total g {100)
Gender
Men 3(23.1)
Women 10(76.9)
Total 13 [100)
lob titles of case managers
Social worker 444 4)
Ccoupstional Therapist 1(11.1)
Counsellor 1{111)
Murse 3 (33.3)
Total g {100)

Maote: Tatal ns for each itern may not match dus to missing values.
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Table 4: Predictors of family invoheerment

da. ltem 1: Frequency of medication reminders given by the family to the patient

Predictors Odds Ratios 95% Cl p
betald 2.73 0.74-10.07 0.131
betadl £.0& 165-22.10 0.006
beta3ld 9.75 2.65—35.93 0.001
betadd 12.88 3.51-47.30 <0.001
betatl 13.42 5.40-89.85 <0.001
Time 0.78 0.65—0.53 0.007
Stakeholder Patient 107 0.68— 165 0.774
Stakeholder Clinician 0.38 0.25—0.57 <0.001
Stakehclder Family (refarence group)

Patient age at entry i0.95 0.90 - 0.99 0.029
High school completed (yes) 0.82 051-150 0533
Early positive remission (yas) .66 042-105 0.03&
Qocupation status 0.63 0.37—-1.07 0.03
M pin 125

CObzervations 636

db. ltem 2: Frequency of appointment reminders given by the family to the patient

Predictors Odds Ratios 95% Cl P
betalld 0.22 0.05—0.37 0.031
beta2l 0.28 0.07 - 1.08 0.054
beta3ld 0.34 0.05-1.30 0.113
betadd 1.08 0.30-351 0.912
betaSl ER 1.00-12.495 0.0%
Time 1.27 1.07 - 1.51 0.00&
Stakeholder Patient 1.07 0.65—1.77 0.787
Stakeholder Clinician 1.74 1.12-2.71 0.014
Stakehclder Family (refarence group)

Patient age at entry 0.94 0.90—0.98 0.002
High school completed (yes) 0.93 056—153 0.754
SJubstance use (ves) 1.45 0.92-230 0113
M pin 133

Obzarvations 653

A, Item 3: Freguency with which family accompanied patients to their PEPP appointments

Predictors Odds Ratios 95% Cl 1]
betalld 1.94 0.63—5.98 0.245
beta2l 3.15 101-978 0.048
beta3ld 453 145-14.12 0.005
betadd £.5 2.08—20.96 0.001
betaSl 1852 577 —e0.07 =0.001
Time 0.68 0.57 —0.82 =0L001
Stakeholder Patient 2.22 1.58-3.12 =0.001
Stakeholder Clinician 1.15 0.88-1.4% 0303
Stakeholder Family [reference group]

Patient age at entry 0.94 0.90—-0.98 0.002
M pin 151

Obzervations 750

4d. ltem 4: Frequency of contact between family and treating team

Predictors Odds Ratios 954 1 p
betalld 0.31 0.10-0.57 0.044
beta2l 1.56 0.48-5.13 0.463
beta3l 7.02 235-21387 0.001
betadd 2517 7.B9—-80.23 =0L001
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betasi 105.75 31.84-35147 =0.001
Timea 0.55 0.46 — 0,65 =0.001
Stakeholder Patient 0.59 0.40 —0.86 0,006
Stakeholder Clinician 077 0.56—1.05 0.094
Stakeholder Family (reference group)
Patient age at entry 0.94 0.90—0.97 0,001
N pin 155
Jbservations 789
de. ltemn 5: Desired level of family involsement in treatment
Predictors Odds Ratios G54 O p
betall 0.04 0.01-012 =0.001
betall 0.22 0.07 - 067 0.002
beta3l L.63 184-1727 0.003
betadd 1154 3.98-35381 =0.001
betasi 15.66 L03—-4872 =0.001
Time 0.93 0.82—-117 0.33
Stakeholder Patient 0.21 0.11 - 0.37 =0.001
Stakeholder Clinician 135 085—212 0.153
Stakeholder Family [reference group]
Patient age at entry 1.04 1.01-1.07 0021
Gender {Woman) 0.81 0.58—1.15 0.224
DUP 123 0.53—-152 0.063
Early negative Remission (Yes) 0.87 0.59-129 0,495
| Megative symptom severity 2t bazeline 1.01 0.59—1.02 0.447
N pin 131
Jbservations B57
4f. Item &: Perceived level of helpfulness of family imsohrement in treatment
Predictors Odds Ratios 95% C1 p
betald 0.24 0.07 —0.38 0.031
betall AT 069 —8.24 0.164
beta3l 3.35 2.50—-34 38 0.001
betadd 13.562 352-51259 =0.001
betas] 2486 6.76—9148 =0.001
Tima 0.34 0.72 —0.93 0,025
Stakeholder Patient 0.42 0.25—-0.70 0,001
Stakeholder Clinician 0.3 0.19 - 0.46 <0.001
Stakeholder Family (reference group)
Fatient ags at entry 1.04 100—1.08 0.052
Positive symptom severity at baseline 1M 1.00—-1.03 0.071
N pin 1440
Jbservations 703

Maote: Significance level set at < 0.05
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Chapter 6: Discussion

Families play an integral role in caring for individuals experiencing the early stages of
psychosis, by providing essential support, and advocating for their loved ones (269). There is
also an abundance of consistent evidence that family support, family involvement in care, and
family interventions are beneficial for a range of proximal (service engagement and
medication adherence) and distal (relapses, hospitalizations, quality of life, recovery, work
and social functioning and mortality) outcomes (140, 270, 271). Conversely, neglecting family
involvement may result in fragmented care, decreased treatment adherence, poor quality of
life, service disengagement and heightened risk of relapse among young individuals with early
psychosis. Therefore, integrating families into early psychosis care is crucial for achieving
better long-term outcomes and enhancing the overall quality of mental health services.
Despite this, qualitative studies in psychosis indicate that families often report feeling not
adequately informed and excluded from decision-making processes about treatment and
discharge (264, 272). Although not extensively investigated, there is also evidence for
inconsistent implementation and uptake of best practices around family involvement, family
psychoeducation, and other family interventions (245, 250, 258). Various knowledge gaps
contribute to these evidence-practice gaps with respect to family involvement and family

interventions.

Despite their influential role in shaping and regulating practices, there has been no systematic
examination of what early psychosis guidelines recommend with respect to family work and
the quality of these recommendations. Do guidelines make a range of family-focused
recommendations that reflect both the state of the evidence and stakeholders’ preferences?
Are these recommendations formulated clearly and in a way that allows programs in diverse
contexts to apply them? There is also a lack of in-depth knowledge concerning the views and
preferences of various stakeholder groups (patients, families, and clinicians) regarding the
role of families in early intervention services for psychosis, including various types of family
involvement, and the navigation of consent and confidentiality (273) . By addressing these
knowledge gaps, the larger aim of this doctoral research was to advance our understanding

regarding family involvement in the treatment of young individuals with first-episode
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psychosis within early intervention services in the Canadian context, with a view to informing
policy and clinical service recommendation and facilitating a collaborative, family-friendly

delivery of early psychosis care in Canada.

Aligned with this larger aim, this dissertation addressed three specific objectives in three
separate studies. Firstly, to identify, synthesize and appraise clinical practice
recommendations for family work in early intervention services for psychosis in Canada,
specifically focusing on dimensions related to their implementability and identifying gaps that
can contribute to their poorer uptake. Secondly, to understand the views and preferences of
multiple pertinent stakeholder groups (patients, families, clinicians and program
administrators) regarding family involvement in early intervention services for psychosis.
Thirdly, to examine concrete forms of and attitudes towards family involvement in early
intervention services for psychosis as reported by patients, families and clinicians, and how
they evolve over the course of a follow-up. The summary of the key findings and contributions

of these three studies is presented below.

Study 1: Synthesis and Appraisal of Clinical Practice Recommendations

The first study delved into critically synthesizing and clinical practice recommendations for
family involvement in early intervention services for psychosis in Canada. Our grey literature
review took a unique clinically-relevant, policy-oriented and implementability-focused
approach. In doing so, it integrated two approaches that have earlier not been used in early
psychosis work —the first, a patient and family engagement framework (274) and the second,
AGREE-REX (275), a tool to assess the quality of guidelines in terms of rigour and

implementability.

This study provides a first ever thematically classed compilation of family work
recommendations in early psychosis guidelines that can guide programs, clinicians, and
policymakers in early psychosis. It also identified significant gaps in the content, consistency,
quality, and implementability of family work recommendations across guidelines, that may
be contributing to poor and inconsistent implementation of family contact practices and

family interventions in early intervention services for psychosis.
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On a positive note, our review highlights clear directions for future early psychosis guideline
developers to improve the quality and implementability, both of overall guidelines and their
family-focused recommendations. Our recommendations will also ensure better alignment
between the avowed patient- and family-oriented philosophy of early intervention services
for psychosis (Martin et al., manuscript in preparation) on the one hand, and the process
undertaken to create guidelines for such services and the practices they recommend for
engaging families and patients in direct care, organizational design and governance and

policy, on the other hand.

Study 2: Patients’, Families’ and Clinicians’ Views and Preferences About Family

Involvement

The second study explored views and priorities regarding family involvement among patients,
families and clinicians using the modified nominal group technique. While previous research
had investigated perceptions about family involvement, our study is unique in its
incorporation of a preference-based, multiple stakeholder standpoint. Three main themes
emerged: meaning and value of family involvement, factors influencing family involvement
(including a subtheme around consent and confidentiality), and preferred methods of family

involvement.

Analysis of participant rankings revealed consensus on several key points, including the
importance of family involvement during crises and relapses, regular communication
between families and treating teams, the need for common guidelines for family involvement,
and the idea that lack of patient consent should not hinder the sharing of generic, illness-
related information with families and receiving information from families. All stakeholders
also emphasized the need to have dialogue with patients about the known value of family

involvement in care.

This paper contributed to understanding how stakeholders (patients, families, and clinicians)
perceive and prioritize family involvement in early intervention service for psychosis and

provided concrete recommendations for family involvement in treatment in early psychosis.
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Furthermore, this novel attempt involved soliciting preferences about two understudied
domains i.e., consent and confidentiality (89, 226), highlighting their multifaceted, evolving
nature and providing specific advice on navigating these while still making room for family

involvement in care.

Study 3: Empirical Evidence on Family Involvement Practices

The third study examined concrete forms of and attitudes towards family involvement in early
intervention settings. Using longitudinal data and employing generalized estimating
equations and proportional odds models, our study threw light on how stakeholders (patient,
families, clinicians) report on the same concrete forms of and attitudes towards family
involvement in treatment. We found that generally, family involvement decreases over time,
is higher for younger patients, and reports of multiple stakeholders need not always converge.
There is a gap between families’ own reports of their involvement and patients and clinicians’

reports of families’ involvement in care.

Moreover, families and clinicians preferred similar levels of family involvement in care, but
patients desired a lower level. Both patients and clinicians rated family involvement as less
helpful than families did. Thus, there's a notable incongruence in the desired level and
perceived helpfulness of family involvement across stakeholder groups. This paper provided
valuable insights into why families may feel excluded from care despite clinicians endorsing
that they involve and value families. The study has implications for both research — family
involvement must be studied from the perspective of multiple stakeholders and at repeated
intervals over follow-up — and care — clinicians need to be aware that family involvement and
attitudes towards it evolve over time, and that they cannot assume alignment in their views

about family involvement vis-a-vis that of the patient and their family.

Summary of Comparative Analysis of Findings and Implications

Together, these studies showcased the intricate interplay between policy, stakeholder
preferences, and empirical realities in the landscape of family involvement in early

intervention services for psychosis. They point to converging recommendations for improving
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the involvement of families in early psychosis care, with each study also yielding unique

insights.

Recognition of the importance of family involvement: All three studies highlight that the

valuable role of families in the treatment of early psychosis is acknowledged by all
stakeholders (patients, families, clinicians and policymakers as reflected in guidelines). Family
involvement may take multiple helpful forms and may vary based on the phase of iliness and
follow-up, age of patients, cultural background and so on. Families are seen as needing
support, particularly in the form of psychoeducation. The studies also highlight gaps in the
recognition of the importance of family involvement. Families are rarely seen as needing to
be involved in higher-level services and policy design. Families are also primarily seen as
recipients of care and useful to consult especially during initial phases. Despite the important
role families play in the treatment and lives of young people with psychosis, there may be a
need for concerted advocacy and specific strategies for the healthcare systems to view

families as essential partners in care.

Communication and collaboration: Communication (or need for communication) between

families, patients, and clinicians emerges as a common theme across all three studies. All
three studies underscore the importance of open channels of communication and
collaboration between stakeholders for effective family involvement in treatment,
emphasizing their role in building and maintaining therapeutic alliance and improving overall
family engagement with services. The results from Studies 1 and 2 emphasize regular contact
between families and the clinicians. However, Study 3 shows that contact decreases over
time. This implies that frequent contact between families and treating teams may be

particularly necessary during the initial phases of treatment, typically marked by acute illness.

As treatment progresses and patients improve, contact between clinicians and families may
be seen as less essential and perhaps even as somewhat opposed to the patient’s exercises
of agency and autonomy. This was also a theme from the group discussion in Study 2. Still,
both stakeholders’ views and the evidence (252, 276, 277) point to the need for consistent
contact between treating teams and families throughout treatment. Particularly in the later

phases of treatment and when things seem to be going well, clinicians may need reminders
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or nudges to maintain contact with families, even if by phone/texts/online modes. If
opportunities are built in for dialogue, expectations setting and responsibilities for family
involvement between all three stakeholders, families may also feel more comfortable

assuming the joint responsibility for their contact with teams that all stakeholders endorsed.

Need for tailored approaches: Study 2 highlighted several factors that influence family

involvement and that should therefore be considered in engaging families in care. These
include factors that are patient-level such as age, symptoms and phase of the illness; familial
such as resources and norms; cultural such as views about autonomy and independence-
interdependence; and structural-societal such as views about the primacy of individual
agency and the place of consent and confidentiality. Study 3 also provided clear evidence for
family involvement and attitudes towards it evolving over the course of the follow-up and
based on the age of the patient. It is important to note that, as Study 1 revealed, guidelines
and standards documents do not provide adequate guidance on how recommendations
should be tailored to particular subsets of patients and families and contexts. Future
guidelines should promptly address this limitation informed by the best available evidence
and clinical wisdom at this time. At the same time, there is also a need for more research on

implementation science and personalized care in early psychosis.

Interpretation of Findings

The complex dynamics of family involvement: The synthesized findings uncover the intricate

dynamics that govern family involvement in early intervention services for psychosis. The
acknowledgement of families as pivotal in supporting individuals with early psychosis
contrasts sharply with the sense of marginalization they experience within the system (264,
265, 278). This points to a systemic challenge where the theoretical recognition of family
importance does not seamlessly translate into practical, and respectful integration within
healthcare structures (226). The current research exposes the multifaceted nature of barriers
to family involvement, emphasizing the ambiguity surrounding key elements such as consent,
confidentiality, and the logistics of involvement. By identifying these barriers, the current
study lays the groundwork for potential strategies and interventions to mitigate these

obstacles.
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Systemic Influences on Family Involvement: The three studies in our examination of family

involvement in early psychosis care extend from the individual and familial levels to the
broader healthcare system and policy landscape. The examination of clinical practice
recommendations in Study 1 underscores the impact of governing healthcare systems on
family involvement. Our findings point to a need for policy measures that not only endorse
family (and patient) involvement in care, but also explicitly elicit and integrate their values
and preferences. Study 2 then goes on to showcase the value of eliciting stakeholders’ views
and of innovative methodologies (such as ranking following an in-depth discussion) that can
lead to recommendations prioritized by stakeholders (while still being informed by evidence).
By emphasizing the role of policy in shaping clinical practices, the present study contributes a
fresh perspective to the discourse on psychosocial approaches in early intervention services
for psychosis. More importantly, the present research serves as a clarion call for centring

practices and policies for involving families (and patients) in their voices and preferences.

Stakeholder Collaborations as Critical: Stakeholder collaborations, or their absence, emerge

as critical factors shaping family involvement practices. The preference-based exploration in
Study 2 delved into the perspectives of multiple stakeholders—patients, families, and
clinicians -regarding family involvement. The consensus on the fluid nature of the consent
process and how consent (lack of consent) can be negotiated to allow for family involvement,
and the need for common guidelines for family involvement in care highlight the
interconnectedness of stakeholder views. The study demonstrates that effective family
involvement requires not only recognizing the preferences of families but also understanding
the diverse perspectives within the patient-clinician-family triad. The convergence and
divergence of views, preferences and attitudes about family involvement in studies 2 and 3
underscore the need for a collaborative approach among stakeholders and the importance of
building consensus to foster family-friendly delivery of care in early intervention services for

psychosis.

Navigating Variations in Views Through Dialogue: Our work highlights that family involvement

is influenced by individual preferences and structures and processes within the broader

healthcare system, as well as dynamically shaped by stakeholder collaborations. By
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highlighting the fluidity of family involvement and the need to navigate variations in views
between stakeholders, the current research advocates for dialogue that engages the patient-
clinician-family triad at multiple junctures throughout treatment, including on views and
preferences about the mores and methods of family involvement in care. Such dialogue has
the potential to help shift early intervention services for psychosis beyond recognizing the
importance of family to actively incorporating their (and other stakeholders’) preferences,
acknowledging and navigating barriers, and working towards a collaborative and equitable
model of care. Future family interventions research can focus on finding ways to support such

dialogue and evaluate its implementation and impacts across diverse contexts.

Evaluation of Existing Theories and Models

The research findings outlined in this thesis gently challenge prevailing models of family
involvement in mental healthcare by highlighting the significant role of policy and healthcare
structures and processes in shaping family involvement practices. The triangle model of care
(170) primarily focuses on the alliance between patients, families and clinicians, and the
pyramid model of care focuses on interventions for families (166, 169). Such traditional
models often focus on individual or interpersonal factors, neglecting broader systemic
influences (166). This thesis underscores that family involvement is influenced not only by
individual actors (particularly families) and their preferences, but also by multiple actors
interacting with each other, as well as by macro-level structures and processes (e.g., laws

around consent, the extent to which guidelines endorse family involvement).

Furthermore, the current study introduces a nuanced discussion on the fluid nature of the
consent process and its relation to family involvement. Findings revealed that consent was
seen as a dynamic process influenced by various factors, including the severity of the
condition, changes in the patient's illness, and the evolving needs of both the patient and the
family. This dynamic understanding challenges conventional models that treat consent as a
one-time event and emphasizes the need for flexible, ongoing processes that account for the
evolving and multifaceted (legal, pragmatic, social, relational, etc.) nature of consent and

confidentiality, as our Study 2 revealed.
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Finally, our work aligns with and advances patient-oriented research and patient-centred care
approaches within early psychosis. Our studies and their conclusions recognize the vital
contribution of families (as well as patients and clinicians) in co-designing and implementing
care strategies, promoting a collaborative and patient-centred approach to healthcare
delivery. The three studies also focus on knowledge-data-practice gaps that exist in early

intervention services vis-a-vis family involvement and provide strategies for bridging such

gaps.

The studies focus on multi-stakeholder preferences and reports on family involvement, as
well as the policy context guiding and impeding it. The work in this thesis makes clear, the
need for patient- and family-centred recommendations around co-development of policy
guidelines with families to reflect their needs, preferences, and priorities; fostering open
communication among all involved parties; and the need to see families not as passive
recipients or assistants in executing treatment plans developed by clinicians, but as active

partners alongside patients in envisioning and shaping care plans, services and policies.

Overall Strengths and Limitations

The overall study was guided by the pragmatic paradigm of research, as the aim was to
generate practical and implementable knowledge on family involvement in early psychosis.
We approached the research in a holistic manner by employing a variety of research methods
such as knowledge synthesis, group discussion followed by ranking (consensus building) and
guantitative methods. In both Studies 2 and 3, we used an inclusive approach of triangulation
(279) by bringing together perspectives of patients, families, and clinicians. Both studies 1 and
2 resulted in a generation of concrete recommendations that can guide practice and

policy/guidelines development in early psychosis.

While this research makes novel contributions to the field of family involvement in early
psychosis, we acknowledge some of its limitations. The research is Canada-centric (a high-
income country with a strong public healthcare system) with two studies being conducted in
stand-alone early psychosis services in Montreal (one city within Canada). This limits the

generalizability of our findings to other countries with varying healthcare systems or
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resources, as well as diverse contexts within Canada (e.g., Indigenous communities, rural
settings or hub-and-spoke models of early psychosis care). The studies predominantly focused
on the perspectives of clinicians, patients, and family members, whereas the preferences of
policymakers (aside from the clinical guidance documents) at the systemic level (280, 281)
were excluded. The current research is primarily focused on early intervention services for

psychosis, and its findings may not be generalizable to other mental health contexts.

Future Research Recommendations

Future research should broaden its scope to explore family involvement in diverse geo-
cultural contexts within and beyond Canada, as well as to more carefully integrate individual,
familial, clinical, cultural, social, and systemic considerations. This expansion could help
uncover variations in family involvement across different healthcare systems, cultural norms,
and policy frameworks. Within Canada, this is important given that Canada is increasingly a
multicultural society. Furthermore, the Canadian early psychosis guidelines provide little
guidance on how care and family involvement can be tailored for Indigenous populations and
contexts. Our samples in Studies 2 and 3 also did not include significant numbers of
Indigenous peoples. Future research, in close partnership with Indigenous communities,
should focus on generating knowledge that would allow early intervention services for
psychosis to provide culturally safe care to Indigenous young people, including in relation to

family and community engagement.

Future work can also design and evaluate tailored strategies for family involvement and
interventions, based on evolving needs, illness severity, and stakeholder preferences,
including around consent and confidentiality. By conducting co-designed research on family
involvement with thoughtfully selected diverse samples in varied contexts, research can also
illuminate how cultural nuances shape family involvement. Exploring the potential of
telehealth, mobile applications, and other technological solutions to enhance family
engagement in early psychosis treatment could offer new pathways for more accessible and
inclusive practices (282), including for maintaining contact throughout the

course of treatment.
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Conclusion

To conclude, in synthesizing the converging and diverse findings across the three studies, this
research provides a comprehensive understanding of family involvement in early intervention
services for psychosis in the Canadian context. The synthesis brings together clinical practice
recommendations, and stakeholder perspectives, preferences and practices on family
involvement. By integrating these dimensions, the research contributes a comprehensive and
nuanced perspective on the complexities surrounding family involvement in early psychosis
care, laying the groundwork for informed improvements in service delivery and guidelines.
Ultimately, enhancing the involvement of families in early psychosis care will improve
outcomes and the quality of lives of persons with psychosis and their families, as well as
potentially improve the well-being of service providers and the performance of early

psychosis services.
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Appendices

Manuscript |

Supplementary table Y:

New Brunswick specific recommendations mapped with theme(s) and framework (n=3)

Framework mapping

Themes Specific Recommendations Level of Continuum of
engagement Engagement
Family education/ Psychoeducation for the client and family is essential Direct care Consultation
psychoeducation
Other family Early engagement, support and ongoing involvement Direct care Involvement

supports (e.g., self-
care, links to
community services)

with family members and key supporters is critical

Provision of Family
intervention/approach
specialist in treatment
team

Clinician(s) and psychiatrists will have a good
understanding of best practice according to research
on early psychosis (includes CBT/family intervention).

Not applicable as it is directed

to clinicians as opposed to
family knowledge base

Supplementary table Y:

Canada 2017a specific recommendations mapped with theme(s) and framework (n=3)

Framework mapping

Themes Specific Recommendations Level of Continuum of
engagement engagement
Families involved in Include family members or other carers as part of the Direct care Consultation
patient’s treatment initial assessment whenever possible, with the consent
plan development/ of the competent patient. [De novo recommendation
shared decision (Good Practice Point)]
making with patient
and clinician AND
Consent to treatment
Involve families in Assessment of the First Episode of Psychosis: An Direct care Involvement
patient assessment,/ assessment for the first episode of psychosis includes
outcomes for patients | recommendation 1 (assessment and care planning) as
(e.g., intake well as a family history of psychiatric disorders. [De
assessment, family novo recommendation (Good Practice Point]]
history, etc.)
Involve families in Assessment and Care Planning An initial comprehensive Direct care Involvement

patient assessment/
outcomes for patients
(e.g., intake
assessment, family
history, etc.)

multidisciplinary assessment (including an evaluation by
a psychiatrist) comprised the following:..... Current
occupational or educational functioning, social network
size and satisfaction, sexual functioning, housing, and
financial status. Where possible, include information
from family or partners and health records. [APA
practice guidelines for the psychiatric evaluation of
adults (level of evidence: C)]

181




Supplementary takle Y: Nova Scotia specific recommendations mapped with theme(s) and framework (n=4)

Framework mapping

Themes Specific Recommendations Level of Continuum of
engagement Engagement
Individuals and families/support systems will be
Description of service/ provided with comprehensive, current . .
. . . . . Direct care Consultation
program given to families information related to psychosis, treatment,
recovery, and associated resources.
Families involved in Families /support systems will be actively
patient’s treatment plan involved in the engagement, assessment,
development/ shared treatment and recovery process with consent of
decision-making with the individual and consistent with optimal care.
patient and clinician AND Partnership
consent to treatment AND Direct care and shared
Involve families in patient leadership
assessment/ outcomes for
patients (e.g., intake
assessment, family history,
etc.)
Collaborative partnerships are developed to
Other family supports (e.g., . P .p P Partnership
, facilitate a comprehensive range of local ]
self-care, links to e . Direct care and shared
' . resources to support individuals, families and i
community services) leadership

support systems.

Families involved in
community outreach /
referrals

Referrals are accepted from multiple sources
including individuals, families, schools, and
community agencies as well as healthcare
professionals, so as to maximize early detection.

Organizational
design and
governance

Involvement

Supplementary table Y: Canada 2017b specific recommendations mapped with theme(s) and framework [n=1)

Framework mapping

Themes . . Level of Continuum of
Specific Recommendations
engagement engagement
Individuals in the first episode of psychesis should
receive treatment within the context of an evidence-
Family education/ based coordinated specialty service. This should be . .
Direct care Consultation

psychoeducation

multidisciplinary and encompass the
following:....... Family involvement and family
interventions [SIGN (Grade A)]
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Supplementary table ¥: British Columbia specific recommendations mapped with theme(s) and framework (n=40)

Framework mapping

Themes Specific Recommendations Level of Continuum of
engagement engagement
Description of service/ program given to Encourage the client and family to discuss the description of Direct care Partnership and
families AND Families involved in patient’s services provided by the EPl program and to be active shared leadership
treatment plan development, shared decision partners in the assessment and treatment process.
making with patient and clinician
Description of service/ program given to Provide clients and families with sufficient information to Direct care Consultation
families make informed decisions about participation.
Description of service/ program given to Inform clients and families of best practices and encourage Direct care Involvernent
families AND Family involvemnent in program,/ them to advocate for these if they perceive any aspect of
s2rvice improavement service falls short.
Imvolve families in patient assessment/ Perform the intake assessment in the preferred setting of the Direct care Involvernent
outcemes for patients (e.g., intake assessment, client and family to facilitate engagement (where practical
family history, etc.) AMD Type of service and safe to do so).
delivery setting (e.g., family-friendly physical
environment) or modality (e.g., treatmentin
community settings or for 3 years for
continuity of care for families)
Families invelved in patient's treatment plan Encourage clients and families to be partners in planning and Direct care Partnership and
development/ shared decision making with carrying out interventions. shared leadership
patient and clinician
Families invelved in patient's treatment plan Develop care plans collaboratively with client and family Direct care Partnership and
development/ shared decision making with [when possible) and provide them with a copy of initial and shared leadership
patient and clinician when plans are substantively updated.
Families involved in patient's treatment plan Involve the client and family (if possible) in the risk Direct care Partnership and
development, shared decision making with assessment and include their views in the documentation of shared leadership
patient and clinician the risk assessment. If necessary, provide communication to
other relevant authorities.
Families involved in patient's treatment plan Assess and incorporate into the care plan, client and family Direct care Partnership and
development, shared decision making with needs with respect to social relationships, shared leadership
patient and clinician AND Develop care plan for | wocational/educational pursuits, recreation, basic living skills,
the family member AND Assessment/ wellness, financial security, health and medical care,
outcames for families (e.g., Family satisfaction, parenting, housing (safe enviranments) and community
needs assessment) and/or legal resources.
Involve families in patient assessment/ Evaluate outcomes (functional and symptomatic) from Direct care Partnership and
outcemes for patients (e.g., intake assessment, clinician, client, and family perspectives. shared leadership
family history, etc.)
Family peer support Facilitate peer interacticn and peer suppert for both clients Direct care Invohrement
and family.
Family-focused psychosocial interventions IMake specialized psychosis and substance use group Direct care Involvement
(e_g., family therapy) interventions available for clients and families.
Family education, psychoeducation AND Ensure clients and families are engaged in individualized and Direct care Consultation
Families involved in relapse prevention ongoing psychoeducation over a period of at least six
months. Psychoeducation should also be reviewed following
any relapses.
Family education, psychoaducation IMake available a suite of tools and protocols to provide Direct care Consultation
comprehensive and individualized psychoeducation to clients
and families.
Recommendation outlines prescribed Assign each client and client family a primary contact at the Direct care Involvernent
type/frequency for treatment team to have time of admission to the EPI program. A secondary contact is
communication,/contact with family also identified to provide back-up when the primary contact
is unavailable {in urban areas this would be another member
of the EPI team, while in rural areas this secondary contact
may be another community care provider or service).
Recommendation outlines prescribed Ensure that outside the EPl program’s hours of operation, Direct care Consultation
type/frequency for treatment team to have clients and families have access to (and are informed of)
communication,/contact with family crisis coverage and after-hours services (eg., after-hours
crisis programs, special arrangements with local services,
etc.).
Recommendation outlines prescribed Ensure that contact between the client and family and the Direct care Consultation
type/frequency for treatment team to have primary EP| clinician occurs at the following minimum
communication/contact with family frequencies during the first year: Family: &cute/relapse -
1/week, Early recovery -1/maonth, Later recovery -1/month
Type of service delivery setting (e.g., family- Iake EP| programs available to clients and families fora Direct care Consultation
friendly physical environment) or modality period of at least three years
(e-g., treatment in community settings or for 3
years for continuity of care for families)
Other family supports (e.g., self-care, links to Provide interventions designed to improve self-care for both Direct care Partnership and
community services) clients and families. shared leadership
Families involved in transition, discharge Hold joint transition sessions until the client and family are Direct care Partnership and

planning

engaged with the new treatment providers.

shared leadership
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Ensure that each client has a relapse prevention plan in Direct care Consultation
place, provide a written copy to the client and family, and
Families involved in relapse prevention include the plan in the dients chart. Relapse prevention plans
are reviewed at least every six months for the first two years
(and annually for subsequent years).
Family-focused psychosodal interventions Provide evidence-based psychological therapies (e.g., Direct care Consultation
(e.g., family therapy) cognitive behavioural therapy, interpersonal therapy, family
therapy) to treat accompanying distress such as depression,
anxiety and relationship problems.
Family-focused psychosocdial interventions Make psychosocial interventions available in both individual Direct care Consultation
(e.g., family therapy) and group formats.
Family-focused psychosodal interventions Make other spedalized interventions available for families as Direct care Consultation

(e_g., family therapy)

needed (e.g., financial assistance, respite service).

Family involvement in program,/ service Partner with youth and families to plan and implement Crganizational Involvement
improvement educational activities. (community education). design and
gOVErMance
Family involvement in program/ service Seek input from youth and families regularly on program Crganizational Partnership and
improvement promotion, education, and services. design and shared leadership
governance
Family involvement in program, service Provide clients and families with appropriate and confidential | Organizational Consultation
improvement AND Assessment/ outcomes for opportunities to provide feedback on the quality of care and design and
families {e.g., Family satisfaction, needs service delivery (e.g., satisfaction surveys, discharge BOVErMance

assessment)

interviews, etc.).

Family involvement in program, service Encourage client and family participation in EPl program Organizational Involvement
improvement services (e.g., by providing peer support, participating on an design and
advisory committee, participating in community education, governance
etc.)
Families involved in community outreach | Incorporate contact with young people who have early COrganizaticnal Involvement
referrals psycheosis or their families in community education. design and
gOVErMance
Families involved in community outreach | Accept and process referrals from any source (self, Organizational Involvement
referrals professional, family, friend, etc). design and
goVErnance
Assessment outcomes for families (e.g., Assess client and family satisfaction with services during their | Organizational Consultation
Family satisfaction, needs assessment) invalvement in the program. design and
SOVEMAnce
Assessment outcomes for families (e.g., Undertake a review whenever a critical adverse event occurs Organizational Consultation
Family satisfaction, needs assessment) (2_g., suicide, seriously aggressive behaviour, or major design and
complaints from staff, client ar family members). governance
Aszessment/ outcomes for families (e.g., Crganizational Consultation
Family satisfaction, needs assessment) Client and family surveys about whether any aspect of the design and
program is viewed as stigmatizing governance
Assessment/ outcomes for families (e.g., Organizational Consultation
Family satisfaction, needs assessment) Client and family questionnaire or interviews asking about design and
satisfaction with the intake process governance
Assessment/ outcomes for families (e.g., Tracking the number of clients and families engaged —i.e., Organizational Consultation
Family satisfaction, needs assessment) the annual proportion of accepted clients who disengaged design and
contrary to the recommendation of the program governance
Assessment/ outcomes for families (e.g., Organizational Consultation
Family satisfaction, needs assessment) Survey of client and family opinion on the extent to which design and
care is collaborative and fosters self-management BOVEIMance
Aszessment/ outcomes for families (e.g., Crganizational Consultation
Family satisfaction, needs assessment) design and
Client and family sign care plans indicating approval governance
Assessment outcomes for families (e.g., Organizational Consultation
Family satisfaction, needs assessment) Proportion of families receiving psychoeducation for at least design and
ten hours over six months governance
Assessment/ outcomes for families (e.g., Organizational Consultation
Family satisfaction, needs assessment) Number and types of psychosocial interventions availahle design and
within a program governance
Assessment/ outcomes for families (e.g., Organizational Consultation
Family satisfaction, needs assessment) Documentad primary and secondary contact for each client design and
and family SOVEIMance
Assessment/ outcomes for families (e.g., Organizational Consultation
Family satisfaction, needs assessment) design and
Frequency of clinician contact with families per year governance
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Supplementary table Y: Quebec specific recommendations mapped with theme(s) and framework (n=6}

Framework mapping

Themes Specific Recommendations Level of Cunt:;uum
engagement Engagement
Families involved in | Each recovery-oriented intervention plan is updated every six
patient’s treatment | months in collaboration with the young person and his/her
plan development/ | family, if the young person agrees. Partnership
shared decision Direct care and shared
making with leadership
patient and
clinician
Family education/ The PPEP team offers family interventions to every person
psychoeducation with a PEP admitted to PPEP who is in contact with a family Direct care | Consultation
member or friend.

Assessment/ The PPEP team conducts a needs assessment of the loved
outcomes for ones of each person with a PEP admitted to the PPEP and
families (e.g., who is in contact with a family member or friend. Direct care | Consultation

Family satisfaction,
needs assessment)

Provision of family
specialist in
treatment team

The PPEP interdisciplinary team is composed of a variety of
human resources acting as focal points. The PPEP team
includes at least one psychiatrist and one nurse. Some
practitioners have developed a specialization in working with
young psychotics (in socio-professional and educational
reintegration, family approaches, drug addiction, cognitive
behavioural approaches).

Mot applicable as it is
directed to clinicians as
opposed to family
knowledge base

Provision of family
specialist in
treatment team

When a PPEP team consists of five to seven ETC workers, the
essential functions that must be fulfilled in the team are as
follows: - a team leader; - a nurse; - a specialist in socio-
professional and educational reintegration; - a specialist in
family approaches; - a specialist in substance abuse; - a
specialist in cognitive-behavioral approaches.

Mot applicable as it is
directed to clinicians as
opposed to family
knowledge base

Type of service
delivery setting
(e.g. family-friendly
physical
environment) or
modality (e.g.,
treatment in
community settings
or for 3 years for
continuity of care
for families)

Offer therapeutic follow-up with an optimal duration: The
duration of the follow-up varies from three to five years, and
its established according to the clinical judgement of the
PPEP team, in partnership with the young person and his/her
entourage. (Entourage includes parents, siblings, foster
families, spouses, children, friends, or any other person
interested in the recovery process of a loved one. It also
includes parental authority holder or guardian, mainly with
regard to legal aspects (e.g., consent)

Direct care

Partnership
and shared
leadership
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Supplementary table ¥: Ontario specific recommendations mapped with theme(s) and framework [Recommendations N=39)

Framework mapping

Themes specific Recommendations Level of Continuum of
engagement Engagement
Family education/ To promote early identification and referral of people with
psychoeducation AND first episode psychosis, EPI programs support providers and Partnershio and
Families involved in organizations in their communities by: ... -encouraging Direct care P

community outreach /
referrals

schools and community mental health agencies to provide
education for youth and families.

shared leadership

Families involved in
community outreach /

The EPI program uses various strategies to educate the
public and raise awareness of the early signs and symptoms

Organizational

referrals of psychosis, the importance of early identification and desi d Partnership and
referral, and the services available to help, including: Esign an shared leadership
....-encouraging families and their organizations to play an governance
active role in public awareness efforts

Assessment) outcomes for Programs have established client and family-friendly policies

fan:ilhES Fe_g., Family and procedures for add_ressmg ar.1d re_solvmg C{_:mplalnts that Direct care Consultation

satisfaction, needs are transparent, accessible, confidential, and timely.

assessment)

Type of service delivery Barrier-Free Services 111 Programs must adhere to the

setting (e.g., family-friendly reguirements of human rights and accessibility legislation

physical environment) or when providing services.

modality (e.g., treatment in Direct Care Invalvement

community settings or for 3

years for continuity of care for

families)

Other family supports (e.g., Programs offer and provide services in the client's preferred

self-care, links to community language either directly or using interpreter services at no

services) cost to the client or family. Family and friends should not be Direct care Invalvement
used to provide interpretation services (except by request of
the client or where interpreter services are not available).

Description of service/ Programs provide client and family information that is easy

program given to families to understand, and post signs in the languages commonly Direct care Consultation
used in the service area.

Type of service delivery The physical environment and setting must reflect the needs

setting (e.g., family-friendly of the client in that it is youth-oriented, family friendly, and

physical environment) or stigma-free.

modality (e.g., treatment in Direct care Involvement

community settings or for 3

years for continuity of care for

families)

Families involved in patient’'s Comprehensive assessments are client centred. In keeping

treatment plan development/ | with a client and family centred approach, the program

shared decision making with strongly encourages client and family involvement in

patient and clinician AND assessment and treatment. Families are involved in the

Consent to treatment AND assessment with the client’s consent.

Type of service delivery . Partnership and

setting (e.g., family-friendly Direct care shared leadership

physical environment) or

modality (e.g., treatment in

community settings or for 3

years for continuity of care for

families)

Description of service/ The program follows established procedures for

program given to families communicating with the client and family, which include

AND Recommendation providing a clear written description of the services the

outlines prescribed frequency program provides as well as the client’s and family’s role and

for treatr_nen_t team to haw.e responsibilities. Diract care Consuttation

communication/contact with

family AND Description of

families roles and

responsibilities given to

families

Families involved in patient's During the assessment, the practitioner(s) allow enough time

treatment plan development/ | to begin to develop a therapeutic alliance with the individual

shared decision making with and family, and identify the person’s and the family’s goals

patient and clinician AND and aspirations. .

Direct care Involvement

Assessmenty outcomes for
families (e.g., Family
satisfaction, needs
gszessment)
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Invalve families in patient
assessment/ outcomes for
patients (e.g., intake

A comprehensive assessment includes, as a minimum:
o8 @ssessment of information provided by people
important to the client (e.g., family, friends), -a psychosocial

assessment, family history, assessment including: social ffamily functioning, support and Direct care Consultation
etc.) resources; living situation; income
Families involved in patient's Assessment findings are shared with the client, and with the
treatment Pl_an deve_lopmn.ant,-f family with the client’s consent. . Partnership and
shared decision making with Direct care )
patient and clinician AND shared leadership
consent to treatment
Recommendation outlines Treatment: Effective treatment depends on open
prescribed type/ffrequency for | communication with all those supporting the client’s
treatment team to have recovery, with the client’s consent. These can include:...- the . Partnership and
o - . : Direct Care -
communication/contact with client’s family shared leadership
family AND consent to
treatment
Families involved in patient's Whenever possible, the client’s family is actively invalved in
treatment plan development/ the client’s treatment (with the client’s consent). )
shared decision making with Direct care Partnership an-lj
patient and clinician AND shared leadership
consent to treatment
Recommendation cutlines The program has established mechanisms and protocols to
prescribed type/frequency for | ensure regular, timely, effective communication with clients,
treatment team to have families and all those supporting the client’s recovery. Direct care Consultation
coemmunication/contact with
family
Families involved in patient's The client, family and team negotiate and document a
treatment plan development/ comprehensive, individualized, client-centred
shared decision making with wellness/recovery plan that includes specific plans for:
patient and clinician AND -medical treatment -education -psychosocial support for the Direct care Partnership and
Transition/ Discharge planning | client that addresses all aspects of daily living -family support shared leadership
AND families invelved in -crisis prevention -relapse prevention -graduaticon/discharge
relapse prevention —including any services or supports the client may required
after graduation from EPI
Families involved in patient's The initial wellness/recovery plan is developed within four
treatment plan development/ weeks of the first appointment, and is regularly reviewed and
shared decision making with updated to reflect the client’s and family's changing needs
patient and clinician AND and goals until the client graduates from the program. ) Partnership and
Direct care .
Assessment) outcomes for shared leadership
families (e.g., Family
satisfaction, needs
gszessment)
Families involved in Programs use proactive outreach strategies (e.g., in-home
community outreach / visits, wherever possible, outreach to families, services
referrals sro?nded as part Bf_recreatlon act|_\.'|t|es in the community) Direct Care Consultation
esigned to keep clients engaged in treatment, reduce
missed appointments, and minimize the number of clients
lost during treatment.
Type of service delivery To minimize disruption and anxiety for the client or family,
setting (e.g., family-friendly treatment is provided in community settings.
physical environment) or
modality [e.g., treatment in Direct care Involvement
community settings or for 3
years for continuity of care for
families)
Consent to treatment Informed consent is required for all treatment, including
treatment with anti-psychotic medication. Programs have
protocels and procedures to ensure that, before beginning
treatment with anti-psychotic medications, clients are fully
informed about the benefits and risk, and capable of giving Direct care Involvement
informed consent. If clients are not capable of giving
informed consent, the team will defer to substitute decisions
makers (e.g., parents, guardians) as set cut in the Health
Care Consent Act.
Other family supports (e.g., The team helps the client and family deal with the impact of
self-care, links to community psychosis and treatment on other functions (e.g., providing Partnership and
services) nutrition counselling to counter metabolic disruption and Direct care .
weight gain) either directly or through referral to other shared leadership
services.
Family education, Programs provide ongoing education tailored to the client's Direct care Consultation

psychoeducation

and family's needs.
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Family education/
psychoeducation AND Other
family supports (e.g., self-
care, links to community
services)

Clients and families are supported to learn as much as
possible about: -the illness and symptoms -the role of
treatment, including medications and side effects -rights and
responsibilities -the impact of substance use on psychosis
(including marijuana and alcohel use) -how to manage the
illness in 2 way that allows the client to function as well as
possible with the fewest symptoms -stigma associated with
mental illness and how to cope with it -risk assessment -how
to sustain recovery and prevent relapses -strategies to
reintegrate into the community, and return to work andfor
school -services and supports in the community

Direct care

Consultation

Family-focused psychosocial
interventions (e.g., family
therapy)

Programs actively promote & culture of health and wellbeing,
and help clients address a broad range of issues, such as
weight gain, smoking and other behaviours that affect
health. The focus is on improving the client’s and family's
quality of life.

Direct Care

Consultation

Families involved in relapse
prevention

To reduce the need for hospitalization, the lead practitioner,
client and family identify the client’s early warning signs far
relapse as well as strategies the client and family can use to
prevent or reduce the severity of a relapse.

Direct care

Partnership and
shared leadership

Families involved in patient's
treatment plan development/
shared decision making with
patient and clinician AND
Assessment/ outcomes for
families (e.g., Family
satisfaction, needs
assessment)

The team, client and family monitor the client’s progress in
achieving educational, vocational and other personal goals.

Direct care

Partnership and
shared leadership

Families involved in patient’s
treatment plan development/
shared decision making with
patient and clinician

Programs keep the family informed about the young person’s
progress and involve the family as often as possible in
psychiatric consultations and key treatment meetings (with
the client’s consent).

Direct care

Partnership and
shared leadership

Families involved in patient’s
treatment plan development/
shared decision-making with
patient and clinician AND
consent to treatment AND
Type of service delivery
setting (e.g., family-friendly
physical environment) or
modality (e.g., treatment in
community settings or for 3
years for continuity of care for
families)

Programs use assertive outreach to provide support for the
family and actively engage the family in the family member's
ongoing care (with the client’s consent). [Definition:
“mssertive outreach is @ way of working with an identified
client group of severely mentally ill adults who do not
effectively engage with mental health services. The approach
is characterized by work with clients in their own
environment, wherever that may be. ... In assertive outreach,
the worker goes to see the client in his or her environment -
be that home, a cafe, a park or in the street — wherever it is
most needed and most effective. Housing departments,
police stations, social security offices and inpatient units can
also be suitable locations for meetings between client and
assertive outreach team workers.” (The Sainsbury Centre for
Mental Health, 2001))

Direct care

Partnership and
shared leadership

Family education/
psychoeducation AND families
involve in relapse prevention

To encourage the family’s full engagement, programs
provide education about: -the illness and symptoms -the role
of treatment, including medications and side effects -acute
symptom management, including safety risks -rights and
responsibilities -the impact of substance use on psychosis
{including alcohol and marijuana) -how to support their
family member during treatment and recovery -how to help
the family member manage the illness -stigma associated
with mental illness and how to cope with it -how to sustain
recovery and prevent relapses -services and supports in the
community -acute symptom management, including safety
risks.

Direct care

Consultation

Assessment/ outcomes for
families (e.g., Family
satisfaction, needs
assessment) AND Develop
care plan for the family
member

The team assesses and identifies the family's needs and
works with the family to develop a support plan.

Direct care

Partnership and
shared leadership

Recommendation outlines
prescribed type/frequency for
treatment team to have
communication,/contact with
family

The team has at least monthly contact with the family.

Direct care

Consultation

Family peer support

The team identifies or develops appropriate opportunities
for families to connect with support groups, network with
other families, and train to be peer facilitators

Direct care

Partnership and
shared leadership
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Other family supports (e.g.,

Programs provide ongoing support for families and link them

self-care, links to community with crisis support and intervention services in the Direct care Consultation
zervices) Community.

Family education/ Education and support services for families may be provided

psychoeducation AND family by professionals and/or by other families who have Direct care Involverment
peer support experienced similar challenges.

Other family supparts (e.g., Programs provide education for all staff and team members

self-care, links to community in human rights, the duty to accommodate dlients and

services) AND culturally families with disabilities (e.g., Braille, large print, American Direct care Consultation

sensitive care for families

Sign Language, etc.) And how to deliver culturally
appropriate services.

Aszessment) outcomes for
families (e_g., Family
satisfaction, needs
assessment)

Programs have an evaluation plan that includes: .. -a
consistent process to assess client and family satisfaction
with the program/services.

QOrganizational
design and
governance

Consultation

Acsessment/ outcomes for
families (e.g., Family
satisfaction, needs

Programs collect program data as requested by the Ministry
of Health and Long-Term Care and/or the Local Health
Integration Metwork that can be used to assess the impact of

QOrganizational

assessment) the program on access to service, hospitalization rates, client design and Consultation
and family satisfaction, and longer-term health cutcomes governance
(e.g., return to school, gainful employment).

Families involved in A community’s Early Identification/Rapid Response system

community outreach / for psychosis should include all organizations with the

referrals potential to a55|s1.: in |dent|fy|ng adolescenj;s and you.ng adults Direct Care Consultation
(ages 14 to 35) with early signs of psychosis, such as:
.......3chizophrenia Society/Mood Disorders Association and
other family organizations

Addressing confidentiality Actively Promoting Family Involvement: When clients do not

issues (e.g., discuss consent to having their family invalved, programs assertively

confidentiality with patient promote the family’s role by explaining that the road to

and family) recavery is smoaother with family support. If clients still .
refuse, the team informs the client it will continue to have Direct Care Partnership and

contact with the family. Although team members will not be
able to talk about the young person’s care, they can still
listen to the family's concerns and provide psychosocial
support and education about psychotic disorders.

shared leadership
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Supplementary table: List of 40 statements used for importance ranking

1.In what ways should families/ carers of persons with psychosis be involved?

Families can have the young person with psychosis live with them.

Families can support during crises, relapses, or hospitalizations.

Families can accompany the young person during appointments at the clinic.

Families can support the young person with their work or school.

Families can update the treating team about progress and concerns such as changes in young family member’'s behavior, so that treatment
can be adjusted.

Families can educate themselves about the illness.

Families can develop emotional acceptance and adjust their expectations from their young family member.

Families can help the young person to stay in treatment and be in contact with the treating team.

Families can be aware of and be involved in developing treatment plans.

Families can offer emotional support.

2. What influences the involvement of families/carers of persons with psychosis?

Involvement is influenced by each family’s culture around autonomy and support.

Involvement is influenced by the resources of families such as finances, accessibility of the clinic, time available based on job and other
commitments, etc.

Involvement is influenced by the age or development of patients (e.g., adolescents versus young adults versus adults).

There should always be some involvement of families/carers in treatment.

There should always be some involvement of families/carers in treatment, except when the families/carers are unhelpful or harmful.

The young person’s consent is necessary for families/carers to be involved in treatment.

The need for and frequency of family contact depends on the phase of recovery, e.g., more contact when there is a crisis or relapse and less
contact when the person is doing well.

The frequency and types of involvement of families should be discussed jointly by patients, families and treating teams.

The frequency and types of involvement of families should be set based on patients’ preferences.

When patients are doing well, it is okay for busy treating teams to not contact families.

3. How often should families/carers be involved?

Families should be present at every point in treatment.

Families and the treating team should have contact with each other at least once a week for the first month.

Families and the treating team should have contact with each other at least once a month throughout treatment (which is usually for 2
years at *).

Over the course of two years, there should be a minimum number of times that treatment teams should contact families. Beyond this
minimum, treatment teams can also increase contact depending on patients’ needs.

Ower the course of two years, there should not be a minimum number of times that treatment teams should contact families. Instead, they
should contact families as and when needed.

Families and treating teams should be jointly responsible for maintaining contact with each other.

Maintaining contact with the family should be the primary responsibility of the treatment team (with families having the option of initiating
cantact).

Programs like * should systematically record presence or absence of contact with families in each patient’s chart.

There should be guidelines about involving families for treatment teams to follow.

Because each person’s situation is different, there cannot be any common guidelines about involving families in treatment.

4. How should consent and confidentiality be dealt with in involving families/carers?

If a patient is not a threat to himself or others, there should be no insistence on involving families/carers if the patient does not desire such
involvement.

If the patient does not consent to their treatment provider sharing information with families/carers, the treating team can still receive
information or updates from families and can share general information about the iliness and treatment if families contact them.

If the patient does not consent to their treatment provider sharing information with families/carers, the treating team should not have any
cantact with families/carers.

Even if the patient has consented for families to be involved, treatment providers should always check with patients before disclosing any
specific information.

When the patient has consented for families to be invelved, treatment providers should use their judgment in deciding what information
should and should not be disclosed to families.

Laws and regulations around consent and confidentiality make it difficult to involve families.

When a patient does not consent to involving families/carers, treating teams should try to convince them that family support can be
helpful and discuss their concerns about family involvement.

It is possible to invelve families/carers and also respect patient consent and confidentiality.

Even when patients consent for families to be involved, patients themselves should make key treatment decisions.

When patients consent for families to be involved, key treatment decisions should involve both the patient and the family.

Legend: *Name of the early psychosis intervention program redacted for confidentiality purposes
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Supplementary Table 1: Items as presented to each stakeholder group

Stakeholder

Item 1: Medication reminders

Patient version

Iy family reminded me to tzke my medication

Family wersion

| reminded my family member to take his/her medication

Clinician version

The patient’s family reminded the patient to take his/her medication

[temn 2: Appointment reminders

Patient version Ity family remind=d me about of iy appointments st (name of clinic)
Famnily wersion | reminded ry family member about of his/her appointments 2t (name of clinic)
Clinician version The patient’s family reminded him/her about of his/her appointments at (name of clinic)

Item 3: Appointment accompaniment

Patient version

Ity family accompanied me to of my appointments at (the clinic)

Family wersion

| sccompanied my family member to of hiz/her zppointments at (the clinic)

Climician version

The patient’s family accompanied him/her to of hiz/her appaintments at {the clinic)

[tern 4: Family-treating team contact

Patient version

Wiy family was in contact with my treatment team at (the clinic)

Family wersion

| wras in contact with my family member’s treatment team at {the clinic)

Clinician version

The patient’s family was in contact with me [i.e., clinicizn)

Item 5: Preferred level of family involvermnent in treatment than now

Patient wersion

With respect to my treatment, | wish nmy family was invalved than/as now

Family wersion

With rezpect to my family member's treatment, | wizh | was involved thanas now

Climician version

With respect to the patient's treztment, | wish the patient’s family was imvoheed

Item &: Perceived level of helpfulness of family involvement in treatment

Patient version

Im my opinion, my famiby's imeaheement in my treztment has been

Family wersion

Im py opinion, my involyement in my family member’s treatment has besn

Climician version

Im my opinion, the family's involvement in treatment has been
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Supplementary Table 2: Mean |5D) scores on each time presented by time and stakeholder

2a Item 1: Freguency of medication reminders given by the family to the patient

Time Mean sD Cumulative Ns [observations)

Marth 1 293 2.14 157

Month 12 2.88 153 264

Month 24 2.54 1.84 231

Stakeholder

Patient 3.1% 2.07 232
Clinician 226 1.80 279

Family {reference group) 3.12 1.5 151

2k leem 2: Frequency of appo

imtment reminders given by the family to the patient

Time Mean sD Cumulative Ns (observations)

Maomth 1 136 153 187

MMaonth 12 1.45 151 257

Month 24 144 1.44 263

Stakeholder

Patient 1.61 2.06 237
Clinician 132 1.02 353

Family reference group) 148 1.89 152

2c Itern 3: Frequency with which family accom

panied patients to their PEPP appointments

Timne Mean SD Cumulative Ns [observations)

Mamth 1 2.06 1592 196

Month 12 2.10 153 299

MMonth 24 151 1.83 285

Stakeholder

Patient 188 2.01 233
Clinicizan 165 1.79 370

Family reference group) 246 193 152

2d ltem &: Freguency

of contact between family

and treating team

Time Mean SO Cumulative Ms [observations)

Maomnth 1 3.01 1.34 210

Ionth 12 2.66 1.18 311
Ionth 24 2.28 1.05 258

Stakeholder

Fatient 2.50 1.31 234
Clinician 2.64 1.21 385

Family {reference group) 276 1.08 170

2e ltem 5: Desired level of famil

ly involvement in treatment

Time Mean sD Cumulative Ns [observations)

Momnth 1 4.15 105 206

Month 12 4.27 1.03 253

Month 24 4.20 1.01 263

Stakeholder

Patient 368 122 236
Clinician 448 0.79 379

Family reference group) 4.44 0.50 152

2f Iltem 6: Perceived level

of helpfulness of family involvement in treatment

Time Mean sD Cumulative Ns (observations)

Maomth 1 3.84 1.08 205

Maonth 12 3.82 116 285

Month 24 3.71 1.10 260

Stakeholder

Patient 3.79 1.08 233
Clinicizan 3.58 122 373

Family reference group) 430 0.67 145
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