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Abstract

Background Next-generation sequencing technologies are now routinely used in the NHS to identify rare genetic
conditions (RGCs) in children with intellectual and developmental disabilities (IDDs). As such, the proportion
of children diagnosed in early childhood (<6years) is rising rapidly. The risk of mental health conditions in
this group is high, however anecdotal accounts suggest little mental health support is provided. The present
study aimed to (1) define the challenges and facilitators in accessing mental health support for families caring
for children with RGC and IDD, and (2) explore family and healthcare professional priorities for mental health
support. Focus groups were conducted with parents of children with RGC and IDD and neurodisability medical
professionals. De-identified transcripts of interviews were analysed using Framework Analysis. Eleven parents
of children with RGC and IDD (anxiety problems n="7; behavioural difficulties n=4), and four professionals
participated in the focus groups.

Results The framework analysis identified general healthcare challenges related to having an RGC, including an
absence of information in ‘the big black hole’ of the post-diagnostic void, ‘falling between the cracks’ and being
stuck in a loop of referrals. It also identified barriers that were specific to accessing mental health support, includ-
ing difficulties in understanding how to navigate services, diagnostic overshadowing (where the RGC diagnosis
acted as an exclusion criterion for accessing services) and the emotional burden of seeking mental health support.
Facilitators in accessing mental health support included parental resilience, happenstance, finding key advocates
and getting other diagnoses that were more widely recognised. Parent and practitioner priorities for support were
aligned. They included support for families post-genetic diagnosis, training and education for healthcare profes-
sionals, early mental health support and care-co-ordination.

Conclusion Children with IDD and RGC diagnosed in early childhood and their caregivers face unique chal-
lenges in accessing mental health support for their child. Innovative approaches are needed to support parents
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caring for an IDD child diagnosed with RGC in early infancy and to provide better training for professionals on
RGC management.

Introduction

A genetic condition is considered rare when it affects fewer than 1 in 2,000 individuals [1]. Although individually
rare, collectively rare genetic conditions (RGCs) are common. In the UK alone 3.5 million people are thought to
be affected by rare diseases [2]. RGC are likely to be associated with intellectual or developmental disabilities
(IDDs), as up to 84% of genes are expressed to some degree in the brain [3]. IDDs are characterised by significant
limitations in cognitive functioning and adaptive behaviour [4]. The aetiology of IDD is broadly divided into
environmental exposures (exposure to toxin/infectious, physical trauma) and genetic causes. When the IDD is
suspected to have a genetic aetiology, the RGC can be identified in approximately half of cases [5, 6].

The proportion of children identified with IDD associated with an RGC has been rising rapidly since the
integration of whole genomic sequencing into routine NHS patient care [7]. Children who are suspected to have
developmental delay in early infancy are routinely referred for genetic testing in England, and the age at which
an RGC is identified has been steadily declining (Fig. 1). This means there is an ever-increasing pool of infants
and children diagnosed with RGC. However, prognostic information on the implications of the individual RGC
is lagging behind.

The prevalence of mental health conditions in children with IDD associated with an RGC is known to be high.
A large study of children of IDD of known genetic actiology, including over 1000 different genetic loci, found
that 53% met the criteria for a mental health condition [8]. The prevalence rates of mental health conditions of
those with both IDD and RGC can vary substantially depending on the individual condition being assessed, with
some genetic condition specific estimates ranging from 32% to 74% [9, 10].

The early identification of RGC can be used to guide care, treatment and support. In more common genetic
conditions where the physical and mental health phenotype is well described - such as Down’s Syndrome or Frag-
ile X - clinical consensus guidelines advise professionals about the most appropriate treatments and share best
practice for clinical care with the aim of improving outcomes [11, 12]. Furthermore, there are good examples of
RGC-specific treatments for physical health concerns, particularly to optimise the pharmacological treatment of
seizures [13, 14]. However, the clinical knowledge base for RGC-specific psychiatric management is sparse [15].
Despite the high risk of mental health difficulties in RGCs, no prognostic information exists [16].

Fig. 1 Declining age of receiving a genetic diagnosis by
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At present, both neurotypical and RGC children experience difficulties in accessing mental health support and
psychological interventions. The challenges faced by neurotypical children are well-documented [17], but there
is little to no evidence on the challenges in accessing mental health support for children with IDD and RGC. A
recent report by Spencer-Tansley and collaborators [18], included the voices of people living with or caring for a
loved one with a rare condition (including non-genetic and non-IDD participants). It concluded that the drivers of
mental health problems were associated with managing a rare condition. They faced specific challenges in access-
ing mental health support because of the limited knowledge of healthcare professionals about rare conditions. It
is important to understand whether there are additional unique barriers or facilitators to accessing mental health
support for children with RGC and IDD, to design solutions to address these challenges and optimise opportuni-
ties for early intervention.

To date, most of the literature on the psychological impact of having an RGC IDD has focussed on the journey
to diagnosis, the so called ‘diagnostic odyssey’. This period of on-going clinical investigations and frequent test-
ing has been described by parents as a time of heightened uncertainty, worry and stress [19, 20]. More research is
needed to better understand the experience of parents whose child is diagnosed with an RGC in early childhood
and experiences of difficulties with their mental health [21], and the experiences of the neurodisability profes-
sionals responsible for their care. The present study aimed to [1] define the barriers and facilitators in accessing
mental health support for families caring for RGC IDD children and [2] explore family and healthcare profes-
sional priorities for mental health support.

Methods
Study design

A series of focus groups was conducted with a range of stakeholders, including parents of children with RGC and/
or IDD, medical professionals working in rare genetic disorders and/or neurodisability, and representatives from
UNIQUE, the rare chromosome and gene disorders charity (Fig. 2). Parents of children with IDD and RGC were
invited to take part in two focus groups (n=11). Separate groups were conducted for the parents of children with

Parent Focus Groups Professional Focus Group
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Fig. 2 Focus group and feedback forum study structure. *one parent unable to join the online anxiety focus groups

Orphanet Journal of Rare Diseases M BMC



Article in Press https://doi.org/10.1186/513023-026-04584-z

anxiety difficulties (n=7) and for the parents of children with behavioural difficulties (n=4). Professionals (n=4)
were invited to attend one focus group. Charity stakeholders UNIQUE and all focus group participants were
invited to take part in the feedback forum. All were audio-recorded and subsequently transcribed for analysis. The
focus groups were conducted face-to-face or online and lasted 1h30 each.

Analysis

De-identified transcripts of interviews were analysed using Framework Analysis. Framework Analysis provides
a systematic model for managing and mapping the data in seven steps, these include [1]: transcription [2], tran-
script familiarization [3], coding [4], identifying a thematic framework [5], indexing/applying the framework [6],
charting the data into the framework matrix [7], mapping and interpretation [22].

The analysis was led by JW (PhD; principal investigator) and HH (trainee DClinPsy; research assistant).
Themes were reviewed following several detailed discussions with the other members of the research team. SB
(Psychology BSc; research assistant) applied the framework following a codebook to ensure consistency. The
research team comprises female clinical and research psychologists, whose theoretical stance is grounded in a
social model of disability. The study team has experience of working with RGC and neurodevelopment. None of
the authors are primary caregivers for individuals with IDD or RGC.

Procedures

Children with IDD and RGCs and their parents were recruited from the IMAGINE-ID Study cohort, who had
consented to be contacted about future research using purposive sampling. IMAGINE-ID is an Medical Research
Council and Medical Research Foundation programme grant which examined the mental health and neurode-
velopment of children and young people with IDD and RGCs.(REF) Parents were approached by email, and
a sample of those who were available and whose child was between 10 and 15years of age and had clinically
significant anxiety (n=7) or behavioural problems (n=4) were recruited. Neurodisability professionals were
recruited by word of mouth and from electronic mailing lists including the Paediatric Liaison Network and North
Thames Child Development Network. Ethical approval for the study was gained from the UCL Research Ethics
Committee (9553/007).

Validated measures

Parents were invited to complete validated measures of their child’s behavioural difficulties to determine their
suitability to be included in the anxiety of behavioural difficulties groups. The Revised Children’s Anxiety and
Depression Scale (RCADS) is a reliable and valid measure of symptoms of depression and anxiety in chil-
dren and adolescents [23]. Clinical threshold scores (normal, borderline, clinical range) can be derived based
on comparisons to normative data [23]. The Strengths and Difficulties Questionnaire (SDQ) is a well-validated
behavioural screening questionnaire [24]. It includes subscales which measure emotional symptoms, conduct
problems, hyperactivity, peer relationship problems and prosocial behaviour. Subscales measuring emotional and
behavioural problems can be combined to create a Total Difficulties score. A four-fold classification of clinical
risk (close to average, slightly raised, high & very high) has been created based on comparisons to UK commu-
nity samples [25].

In total, four parent focus groups were planned; this included two focus groups for the parents of children
with clinically significant anxiety and two focus groups with clinically significant behavioural difficulties. How-
ever, as not all families with anxious children were able to attend face-to-face sessions, an additional ‘online
only’ anxiety group was conducted online (Fig. 2). As a result, six parent focus groups were conducted overall.
We also planned one focus group with neurodisability professionals and a community feedback forum (Fig. 2).
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Face-to-face workshops took place at UCL in Central London and online workshops were conducted virtually
over Zoom. Field notes were taken by the facilitators during and after the focus groups.

Focus groups

At the start of each series of focus groups, the facilitators (JW & HH) introduced themselves and shared the
study’s aims. The first face-to-face parent focus group sessions discussed their children’s emotional and/or behav-
ioural difficulties and how they had changed over time, before discussing the challenges and facilitators in access-
ing mental health support. The second online parent focus group sessions established families’ priorities for
mental health and behavioural support and discussed acceptable approaches to digital intervention; this was part
of a related but separate research question and will be reported in a separate manuscript.

In the professionals’ online focus group, a summary of parent focus group discussions was presented at the
beginning of the session. The summary included parental reports of difficulties in accessing mental health services.
The professionals were then asked to identify their priorities for support and the feasibility of these approaches
being integrated into their clinical practice.

Finally, we held an online feedback forum, where we presented our discussions with the parent focus groups
to the professionals and our charity partner UNIQUE (Fig. 2). This process served as an opportunity to feedback
on our study’s key findings to participants and check the accuracy of the representation of the findings. Further
‘member checks’ were conducted by sending the framework analysis findings to all participants for feedback.

Patient and public involvement

Patient and public involvement was central to the project. The research objectives were developed in response
to our experiences of interacting with families taking part in the IMAGINE-ID research project [26], as well as
conversations with collaborators at the UNIQUE rare chromosome disorder charity, who are collaborators in the
funding application. Participants of this study have been invited to become part of the project’s research steering
group in subsequent funding applications.

Results

Situating the sample

Seven parents of children with clinically significant anxiety difficulties and four parents of children with clini-
cally significant behavioural difficulties participated in the focus groups. Of the 11 parents, two were fathers and
the remainder were mothers. On average, the children were 12.6years old (SD=1.8) with an average parental-
estimated mental age of 9years (SD=1.6). The sex split of children was balanced overall, but there were sex-
based trends, with more biological females than males in the anxiety group and no females in the behavioural
difficulties group. The Revised Children’s Anxiety and Depression Scale and Strengths and Difficulties Question-
naire subscale scores confirmed an excess of emotional difficulties in children in the anxiety group and an excess
of conduct difficulties in the behaviour group (Table 1).

The professionals’ group was comprised of a Consultant Child and Adolescent Psychiatrist, a Clinical Research
Fellow working in RGC, a Consultant in Paediatric Neurodisability, and an RGC Nurse Specialist.

Framework analysis

The framework analysis identified key barriers and facilitators to accessing mental health support for RGC chil-
dren (Aim 1; Fig. 3) and explored parent and practitioner priorities for support (Aim 2; Fig. 3).
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Table 1 Participant characteristics

Child characteristics Anxiety Group Behaviour Group All
M (SD) N=7 N=4 N=11
Chronological Age 13.3(1.6) 11.5 (1.5) 12.6 (1.8)
Mental Age 9.7(1.3) 7.8(1.5) 9.0 (1.6)
Sex (n Male / n Female) 2 male 4 male 6 male

5 female' 5 female
RCADS — Anxiety Scaled score 71.5 (10.5) 61 (11.4) 67.3 (12.0)

SDQ — Emotional problems
SDQ — Conduct problems

SDQ — Hyperactivity and inattention problems

SDQ — Peer problems
SDQ - Pro-social ability

Clinical range

8.1 (1.0) Very high

2.9 (1.8) Slightly raised
8.3 (1.6) High

4.7 (2.8) Very high

6.6 (1.4) Slightly lowered

Normal range

4.0 (3.5) Slightly raised
4.3 (1.1) High

9.8 (0.4) Very high

4.5 (3.0) Very high

5.0 (1.2) Very low

Borderline clinical range
6.6 (3.1) Very high

3.4 (1.7) Slightly raised
8.8 (1.5) Very high

4.6 (3.0) Very high

6.0 (2.0) Low

0One female identifies as non-binary; 2n=6;31=10
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MENTAL HEALTH SPECIFIC BARRIERS

Navigating services
“where do we go?”

Diagnostic overshadowing
“the diagnosis is in itself
hampering”

Worn down and exhausted “you withdraw for a while”

Personal Happen-
qualities stance

PRIORITIES FOR SUPPORT

Support for Training &

families education

Fitting the
system

Care co-

ordination

Fig. 3 Thematic map of framework analysis findings

N BMC

Orphanet Journal of Rare Diseases



https://doi.org/10.1186/513023-026-04584-z Article in Press

(Aim 1) Barriers and facilitators in accessing mental health support for families caring for a child with
an RGC.

General RGC barriers
The post-genetic diagnostic void

For most families, the lack of information and support started immediately after receiving a genetic diagnosis for
their child. Families described receiving the genetic diagnosis like being “thrown into a big black hole”, as little
or no information about the genetic condition was available.

Parents described feeling shocked at how little knowledge the professionals had about their child’s RGC: “At
that point, and literally, you get the diagnosis, and they say, right, come back in 10years, and we’ll see whether
there’s any other information. So, we didn’t get any sort of help or support at that point*; and how little informa-
tion they were able to find independently on the internet: “If you get an autism diagnosis, or an ADHD [Atten-
tion deficit Hyperactivity Disorder] diagnosis, you can go online, you can Google it. There’s a gazillion support
groups and charities and help. But any kind of chromosome differences, whether it’s super rare or a little more
common. You’re still very much on your own.”

They described feeling disappointed that there was no provision for follow-up support, aside from being
directed to the charity UNIQUE. Some, but not all families were referred to a geneticist for counselling after
receiving the RGC for their child: “Our paediatrician gave us a printout: ‘This is what you’ve got, we’ll send a
referral letter.” And that was it.”

“You fall between the cracks”

Parents described that the lack of knowledge and understanding of RGCs was pervasive across the health service:
“There’s a lot of these professionals don’t know what a genetic diagnosis means. (...) They’re really uneducated
on it.” This meant that parents felt they had to teach the professionals they met about their child’s RGC: “We
seem to have to keep educating professionals, GPs, psychiatrists, CAMHS [Child and Adolescent Mental Health
Services] on what it all means.”

They described how the lack of understanding of RGCs amongst healthcare professionals led them to feel
ignored “I think there’s a lot of professionals who don’t take us seriously, because they don’t understand what the
genetic condition is” and dismissed ‘“None of the doctors understand, so it doesn’t get looked into”.

The professionals in our study echoed this experience, and wanted to see their colleagues in other specialities
receive some training on managing children with RGCs: “I think that’s something that would be really key for
these children is getting that kind of education out there across to specialists, just to get that support.”

“We just go round and round in circles”

Most parents shared a common experience, of being stuck in a loop of referrals for physical and mental health
concerns because of the lack of knowledge and clinical pathways for children with RGC: “I get the feeling that
they don’t know, so they pass you over. Then we go to the other [professional], who also thinks; ‘I don’t know
about that, so I’ll pass you over’. And actually, nothing’s been sorted. Nothing’s helped us (...). My child is super
stressed out, because he’s had to see five different people who didn’t have a clue.”

Orphanet Journal of Rare Diseases M BMC
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Mental health specific barriers

Navigating services “where do we go?”

Understanding how and where to get help, was a real barrier to seeking support: “We’ve had nothing. I don’t
know who to contact. I’ve got no idea.” The professionals reflected that navigating services was particularly dif-
ficult for the families of RGC children and young people with moderate learning difficulties. “I think I know that
mental health services are really overstretched, and there’s loads of challenges, and I mean the whole NHS is. But
particularly that moderate [learning disability] group access to services for that group is really, really difficult,
we find, and we just can’t get [them support]. We really, really struggle with that group.” This was often because
the young people were considered foo able for learning disability services, but not able enough to engage with
services designed for typically developing children.

“Sometimes that diagnosis [RG(] is in itself hampering”

Reports of diagnostic overshadowing were common. This can arise in conditions where there is complex physical
and mental health multi-morbidity, when the symptoms of two distinct conditions overlap. Diagnostic overshad-
owing often results in one condition going undetected or being misdiagnosed. In children with IDD and RGC,
diagnostic overshadowing occurred when certain behaviours were assumed to be part of the genetic condition,
without exploring other diagnoses: “Once you’ve got a genetic condition, they don’t want to look at the bigger
picture and see whether there are any other underlying things going on alongside the genetic condition.”

For example, parents described how it could be difficult to receive a diagnosis of an autism spectrum condition
and the impact that this had on the level of support their child could receive in educational settings: “So we didn’t
get a diagnosis of autism because we’d had this diagnosis of the genetic condition. This then made it harder to
fight when we were going towards an Educational Health Care Plan because the genetic condition wasn’t recog-
nised (...). A lot of problems went with the genetic [diagnosis label].”

The professionals reflected that they had seen many patients who had experienced diagnostic overshadowing
and had Child and Adolescent Mental Health Services (CAMHS) referrals turned down because of the RGC:
“That diagnosis in itself, is hampering your ability to get this help and support in a way, because of this diagnostic
overshadowing. I’ve had letters where they said, well, we can’t assess for autism, because they have a genetic
syndrome.”

They also thought that there could be a reluctance from CAMHS colleagues to make neurodevelopmental diag-
noses in the presence of an RGC: “We always try to go through CAMHS if it’s the appropriate age for CAMHS
and I’ve had letters back, basically saying they’ve got [ X genetic condition], so that’s why they’ve got difficulties.
They’ve just had this genetic diagnosis, and we don’t want to put another massive, lifelong diagnosis on them.”

For most families, the RGC label acted as an additional barrier to accessing mental health or behavioural sup-
port. In our parent focus groups, there was only one family for whom the RGC diagnosis helped the family to
receive additional support from CAMHS: “We were fortunate that she has the chromosome abnormality, because
that was a way in, that I think we wouldn’t have got had we been trying to battle through.”

Worn down and exhausted

Parents described giving up on seeking mental health support for their child due to exhaustion: “So tired with
it all re-telling in the same tales, going through all the same battles while living it for real at home. You know,
you do withdraw for a while.” Others described how their battle to access services and support was relentless
and endured up until adulthood: “I just get very frustrated and (it’s) very upsetting. It won’t be long before she’s
officially an adult, and yet we’re still fighting the fight. She’s not had all this support that she’s clearly needed.”
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Most of the professionals recognised the emotional burden of seeking mental health support: “All we hear
about is just the long waiting list for those services, and to get advice to get access to those, because the issues
have been raised well, like a long time now, but they haven’t been addressed, and parents are usually quite
exhausted and angry even at times, and you can see that they are getting so stressed with the situation they are in
and they feel like they are not heard. They cannot find shelter.”

Facilitators

Through the experiences of families who had managed to overcome challenges in accessing mental health or
behavioural support, key facilitators were identified.

Personal qualities: The first key attribute was the family’s tenacity “You’re thought of as a neurotic parent,
because you went back to them saying I’m not happy because we haven’t got any support” and resilience in the
face of a challenging healthcare service to navigate: “You’ve got to go through multiple agencies to get to the
point where somebody believes you and then actually starts to take it seriously to see what’s actually happening
and what kind of support might there be.”

Key advocates: Having a professional advocate helping the family was often a transformative experience in
accessing mental health support. For some families the advocate was a staff member at school, for some, it was
support from charities and local organisations, and in one instance, it was a medical professional. Most families
felt incredibly lucky to have found their advocate and expressed concerns that these encounters had only hap-
pened by chance: “One doctor in a hundred gets it”.

Happenstance: Alongside meeting the right people that could help, families also talked about the importance
of living in the right area to get help. One family described how moving house had drastically changed the level
of mental health input their child had received: “Then we moved from [A] to [B]. [B] are much more open to it.
You get so much more support and more help in [B]. We’ve now been to see a CAHMS counsellor, at primary
school and at high school.” The professionals focus group were also concerned with the geographical differences
in service provision of the NHS: “There’s this massive postcode lottery in terms of mental health support and in
terms of the care coordination.”

Fitting the system: The final key facilitator in accessing services was having diagnostic labels that the health,
social and educational systems understood: “When we did finally get our diagnosis for autism it was really easy
[to access support].” For many families, receiving recognisable neurodevelopmental diagnoses such as autism or
ADHD, were critical to accessing further mental health or educational support.

(Aim 2) Priorities for behavioural and mental health support

Parents and clinicians wanted to see better care for RGC children and their priorities for support were remark-
ably aligned. They all wanted better support and information for families, education for healthcare professionals
about RGC, early intervention and improved care coordination (Fig. 2).

Support for families

Parents described wanting better information and support in the post-genetic label diagnostic void. They would
have liked support from an expert in the genetic condition just after the genetic diagnosis was made. However,
they acknowledged that this was not always possible: “Is there a single person that knows all the different genetic
conditions? If only there was.”

In the absence of access to an RGC expert, someone with lived experience “You need someone who has lived
it” or “guidance of somebody who’s really in the know” was helpful. Some parents described finding solace in
the community, highlighting the importance of peer support: “Parents who ‘get it” are important. We use some
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of those support networks, less so now but certainly early stages of diagnosis. Talking with other parents with
youngsters, similar conditions is very, very important, actually, and having that network and support.”

Alongside receiving expert advice about the RGC, they wanted support for themselves: “There’s got to be
something for parents as well as the children. When you’re diagnosed with a genetic disorder of any kind,
because how can we help our children if no one’s helping us?” Supporting parents through this period of upheaval
would enable them to feel better equipped to cope with the additional demands of raising a child with RGC, but
also help them to come to terms with receiving a life-changing diagnosis for their child: “You’ve then got to
grieve for the child that you didn’t have that you expected to have.”

Training & education for healthcare professionals about RGC

Consistent with the findings for Aim 1, all participants agreed that there was a knowledge and training gap about
RGC that needed to be bridged: “It’s almost like this preventative piece of there’s a baseline knowledge within
people within the system I think that isn’t there.”

The professionals thought that addressing diagnostic overshadowing in RGC should be a key focus in the RGC
training: “Two priorities would be education of genetic conditions, and that having that genetic condition doesn’t
mean that you shouldn’t assess and all these other things.” They explained that this would be beneficial for both
their healthcare colleagues and families: “I think the message that needs to get across, both to professionals,
but also to families, is that diagnosis is helpful. It can direct your thinking.” Education about how common co-
occurring conditions are in RGC, would be helpful in planning for effective treatment.

Early intervention

Families thought the RGC label could be used as an early indicator of the need for future mental health and
behavioural support, rather than the ‘watch and wait” approach they’d experienced: “I think it’s almost the obvi-
ousness of a chromosome diagnosis, triggering some actions. That seems fairly straightforward.” At present,
this occurs for physical health, but not mental health difficulties: “I think, for me in terms of having the genetic
diagnosis. NHS were really good focusing on the physical aspects of that diagnosis. So, what could be wrong
physically, whether that’s heart, kidneys, brain, all of that jazz, and we had plenty of appointments to look at that.
But going forward in terms of mental health (...), there was nothing really.”

The professionals thought access to early low-intensity mental health support could help to prevent difficulties
from escalating “You know you may not get full CAMHS for all these children. But there are steps along the way
that can still be really helpful, and maybe even prevent them from getting to the point where they need the full
CAMHS support.” as well as provide appropriate follow-up care: “They’re never going to be discharged from
their care. I think they are going to be a long-term follow-up, because the needs would change as the children
grow older.”

Care-co-ordination

Families highlighted the need for help in navigating the healthcare system, in the context of complex physical,
behavioural and mental health needs: “It’s difficult when you your face with all these different problems, and
there’s nobody there to oversee it all and to just give us some support.”

The professionals echoed that care co-ordination and specialist clinics would be a more appropriate care model
for this population, due to the complex “multi-system nature of the condition”. They felt it would help parents to
manage what could otherwise feel like a disjointed experience: “I really felt this issue about having continuity of
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care was so important, particularly having somebody that liaise with you through. You’re negotiating a massive
number of different professionals.”

It is important to acknowledge that for parents, care co-ordination had a broader focus than the NHS. Good care
co-ordination for parents would also involve communication between the healthcare, educational and social care
systems. The professionals acknowledged this interpretation, but only commented on potential service changes
that were in their remit.

Discussion

Our most important finding was that having an identified RGC diagnosis often acted as a hindrance to accessing
mental health or behavioural support. Clinicians were often reported to be ill-equipped to manage their care and/
or offer appropriate services for the child’s degree of IDD. This resulted in clinicians referring to other specialists,
keeping families in a loop of referrals; specialist services such as Child and Adolescent Mental Health Services
(CAMHS) or neurodevelopmental assessment services declined referrals based on the presence of an RGC.

Unique barriers to mental health support for families with children with IDD and RGC

Similar to Spencer-Tansley’s (2022) findings on the experiences of accessing mental health services for people
living with rare disease, many of the difficulties in accessing mental health support were bound-up in the rareness
of the genetic condition. But some of the barriers, such as diagnostic overshadowing and navigating services,
were unique to accessing mental health support. The genetic diagnosis appeared to be helpful in guiding physical
healthcare management, and could also help facilitate access to educational support. This has also been found in
other paediatric RGC studies [13]. But this was not the case for mental health or behavioural management in
our study. One explanation for this phenomenon reported by the clinicians was diagnostic over-shadowing and a
reluctance to diagnose additional co-occurring conditions. The latter relies on an implicit assumption that holding
multiple diagnoses is a negative, perhaps stigmatising, experience. Another explanation may be the unfounded
assumption that behavioural or mental health difficulties associated with an RGC are not amenable to change
through intervention, because of the ‘genetic’ aetiology. There is some evidence to suggest that neurodevelop-
mental complexity may influence mental health practitioners’ decision to reject referrals, reasoning that standard
evidence-based interventions are unlikely to be effective and that they require more experience to manage these
patients’ needs [27]. A competing factor may also be the unprecedented strain under which CAMHS operate,
leading services to put into place arbitrary exclusion criteria to manage their waiting lists. Many of the issues
described may be ameliorated with better training and education of healthcare professionals. However, a clearer
clinical pathway which includes a specification on mental health and behavioural management is also warranted.

Psychological support for caregivers

The consequences of difficulties in accessing behavioural and mental health support are wide-reaching. Child-
hood mental health problems are often persistent [28] and can lead to problems in adulthood [29]. The potential
to contain mental health difficulties, in this high-risk population before they escalate are missed. There is also a
huge emotional toll on the caregivers. Parents caring for a child with IDD or a rare disease report elevated rates
of mental health difficulties [30-33]. Even parents who had managed to access support for their children felt
exhausted - their wellbeing had suffered in the process. Timely psycho-social support for families and clear care
pathways or care-coordination could be used to ameliorate this burden. Providing psychological support for care-
givers when first receiving the RGC diagnosis has repeatedly been advocated for by the rare disease community
[18, 34]. There is evidence to suggest that it can be helpful to reduce stress, burden, and feelings of isolation
among caregivers [35].
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Support priorities alignment between parents, clinicians and policy

Parent and clinician priorities for support included [1] providing psycho-social support and signposting to fami-
lies in the genetic post-diagnostic void, where no provision currently exists [2]; educating healthcare profession-
als on RGCs; and [3] clearer pathways for mental health and behavioural support, early intervention and care
co-ordination. Our participants priorities align with the 2002—2025 Rare Disease Framework for England [2, 36]
and the Clinical Genomics Service’s Accelerating genomic medicine in the NHS 5-year strategy priorities [7].
The Clinical Genomics Service’s strategic priorities include the provision of genetic counselling for families,
advice for other specialist healthcare providers and genetics education for NHS staff (priorities 1 and 2 [7]). A
more explicit focus on providing family mental health care would be needed in future strategic plans to ensure it
is not sidelined amongst competing physical health concerns. The Rare Disease Action Plan for England priority
areas [36] includes increasing awareness of rare diseases among healthcare professionals (priority 2) and better
care co-ordination (priority 3).

The current strategy aims to increase awareness of rare diseases in the nursing and midwifery, pharmacy and
primary care workforce, but there is clearly a need to also embed an understanding of genetics in psychiatry and
mental health training programmes [15, 37]. The NHS has introduced a genomics notes educational resource for
clinicians and healthcare professionals working in the NHS called GeNotes and there have been attempts from
the third sector to fill this knowledge gap, with organisations such as Medics4RareDiseases who provide free
online courses on rare disease training for medical professionals, and Rare Minds who provide counselling for
the rare disease community. However, training and psychological support will need to be embedded in a more
systematic way in order to avoid the emergence of new geographical disparities in care provision.

Scoping work on care provision for those with rare diseases (genetic and non-genetic) in the UK has found that
care is generally not well co-ordinated [38]. Third sector organisations are piloting care co-ordination approaches
such as the UK Same but Different organisation’s ‘Rare Navigator’ service. More innovative approaches are
needed to deliver care-coordination in a cost-effective manner across the lifespan for RGC children.

Strengths, limitations and future directions

The study reflected the experiences of the parents and paediatric professionals who were interviewed. Our inter-
viewees were mostly white females; experiences are likely to differ for participants from different backgrounds.
Clearly, this small study cannot represent the full extent of the impact of mental health provision in the RGC IDD
community (n=11 parents and n=4 clinicians). This research highlights the unmet mental health support needs
of the RGC and IDD community, which have been described in previous research. The strength of our study was
to include the voices of multiple stakeholders, including RGC parents and neurodisability clinicians responsible
for the children’s care.

Conclusion

Children with IDD and RGCs diagnosed in early childhood and their caregivers face unique challenges in access-
ing mental health and behavioural support for the child. Parent and neurodisability professionals’ priorities for
support align with those set out by the UK Rare Diseases Framework. Innovative approaches are needed to
support parents caring for an IDD child diagnosed with RGC in early infancy and to provide better training for
professionals on RGC management.

Acknowledgements We thank all the families and clinicians who took part in the study, and UNIQUE charity for their sup-
port. We thank all members of the IMAGINE-ID consortium for their contributions.

M BMC Orphanet Journal of Rare Diseases



https://doi.org/10.1186/513023-026-04584-z Article in Press

IMAGINE-ID Consortium

Samuel Chawner’, Jeremy Hall’, Josh Hope-Bell’, Mike Owen’, Marianne van den Bree’, David Skuse', F Lucy Raymond®,
Ramya Srinivasan’

"Division of Psychological Medicine and Clinical Neurosciences, Cardiff University, Cardiff, UK

8Cambridge University, Cambridge, UK

’Division of Psychiatry, University College London, London, UK

Author contributions Jeanne Wolstencroft: Conceptualization; Funding acquisition; Investigation; Project administration;
Methodology; Data curation; Formal analysis; Writing — review & editing. Harriet Housby: Project administration; Formal
analysis; Writing — review & editing. Shriya Bhudia: Project administration; Formal analysis; Writing — review & editing.
Irene Lee: Project administration; Writing — review & editing. Isabella Vainieri: Conceptualization; Funding acquisition;
Writing — review & editing. Nadja Bednarczuk: Project administration; Writing — review & editing. Bonamy R. Oliver:
Conceptualization; Funding acquisition; Writing — review & editing. Sarah L Wynn: Conceptualization; Funding acquisi-
tion; Writing — review & editing. Sophie D Bennett: Conceptualization; Funding acquisition; Writing — review & editing.
IMAGINE-ID Consortium: Conceptualization; Data curation; Resources.

Funding This research was funded by the Child Health CIO. The IMAGINE-ID programme is funded by the UK Medical
Research Council (MR/LO11166/1, MR/N022572/1, MR/T033045/1) and Medical Research Foundation (MRF-154-0001-
RG-SKUSE). This work is supported by the NIHR GOSH BRC. The views expressed are those of the author(s) and not
necessarily those of the NHS, the NIHR or the Department of Health.

Data availability The transcripts generated during the current study are not publicly available to preserve confidentiality,
but are available from the corresponding author on reasonable request.

Declarations

Ethics approval and consent to participate Ethical approval for the study was gained from the UCL Research Ethics Com-
mittee (9553/007). Participants provided informed consent before partaking in research activities.

Consent for publication Participants consented for their data to be include in the manuscript.
Competing interests The authors declare that they have no competing interest.

Open Access  This article is licensed under a Creative Commons Attribution 4.0 International License, which permits use,
sharing, adaptation, distribution and reproduction in any medium or format, as long as you give appropriate credit to the
original author(s) and the source, provide a link to the Creative Commons licence, and indicate if changes were made. The
images or other third party material in this article are included in the article’s Creative Commons licence, unless indicated
otherwise in a credit line to the material. If material is not included in the article’s Creative Commons licence and your
intended use is not permitted by statutory regulation or exceeds the permitted use, you will need to obtain permission directly
from the copyright holder. To view a copy of this licence, visit http://creativecommons.org/licenses/by/4.0/. The Creative
Commons Public Domain Dedication waiver (http://creativecommons.org/publicdomain/zero/1.0/) applies to the data made
available in this article, unless otherwise stated in a credit line to the data.

References

1. Nguengang Wakap S, Lambert DM, Olry A, Rodwell C, Gueydan C, Lanneau V, et al. Estimating cumulative point
prevalence of rare diseases: analysis of the orphanet database. Eur ] Hum Genet. 2020, Feb, 16;28(2):165-73. https://do
i.org/10.1038/s41431-019-0508-0.

2. Department of Health and Social Care. The UK rare diseases framework. 2021, Jan.

3. Negi SK, Guda C. Global gene expression profiling of healthy human brain and its application in studying neurological
disorders. Sci Rep. 2017, Dec, 1;7(1). https://doi.org/10.1038/s41598-017-00952-9 PubMed PMID: 28420888.

4. American Association on Intellectual and Developmental Disabilities. Intellectual disability: definition, classification,
and systems of supports. American association on intellectual and developmental disabilities. 2010. 259 p.

5. Srivastava S, Love-Nichols JA, Dies KA, Ledbetter DH, Martin CL, Chung WK, et al. Meta-analysis and multidisciplinary
consensus statement: exome sequencing is a first-tier clinical diagnostic test for individuals with neurodevelopmental
disorders. Genet Med. 2019, Nov;21(11):2413-21. https://doi.org/10.1038/s41436-019-0554-6.

Orphanet Journal of Rare Diseases M BMC


http://creativecommons.org/licenses/by/4.0/
http://creativecommons.org/publicdomain/zero/1.0/
https://doi.org/10.1038/s41431-019-0508-0
https://doi.org/10.1038/s41431-019-0508-0
https://doi.org/10.1038/s41598-017-00952-9
https://doi.org/10.1038/s41436-019-0554-6

Article in Press https://doi.org/10.1186/513023-026-04584-z

6. Wright CF, Campbell P, Eberhardt RY, Aitken S, Perrett D, Brent S, et al. Genomic diagnosis of rare pediatric disease in the
United Kingdom and Ireland. N Engl J Med. 2023, Apr, 27;388(17):1559-71. https://doi.org/10.1056/NEJM0a2209046.

7.NHS England. Accelerating genomic medicine in the NHS [internet]. 2022 [cited 2024 Feb 27]. Available from: https://
www.england.nhs.uk/wp-content/uploads/2022/10/B1627-Accelerating-Genomic-Medicine-October-2022.pdf.

8. Wolstencroft J, Wicks F, Srinivasan R, Wynn S, Ford T, Baker K, et al. Neuropsychiatric risk in children with intellectual
disability of genetic origin: IMAGINE, a UK national cohort study. Lancet Psychiatry. 2022, Sep, 1;9(9):715-24. https:
//doi.org/10.1016/S2215-0366(22)00207-3 PubMed PMID: 35932790.

9. Totsika V, Liew A, Absoud M, Adnams C, Emerson E. Mental health problems in children with intellectual disability.
Lancet Child Adolesc Health. Elsevier B.V.; 2022;6(6):432—44. https://doi.org/10.1016/S2352-4642(22)00067-0
PubMed PMID: 35421380.

10. Glasson EJ, Buckley N, Chen W, Leonard H, Epstein A, Skoss R, et al. Systematic review and meta-analysis: mental
health in children with neurogenetic disorders associated with intellectual disability. ] Am Acad Child Adolesc Psychiatry
[Internet]. 2020. Available from: 59(9):1036—438. https://doi.org/10.1016/j.jaac.2020.01.006. www.jaacap.org.

11. Hersh JH, Saul RA. Health supervision for children with fragile X syndrome. Pediatrics. 2011, May, 1;127(5):994-1006.
https://doi.org/10.1542/peds.2010-3500.

12. Tsou AY, Bulova P, Capone G, Chicoine B, Gelaro B, Harville TO, et al. Medical care of adults with down syndrome.
JAMA. 2020, Oct, 20;324(15):1543. https://doi.org/10.1001/jama.2020.17024.

13. Copeland H, Kivuva E, Firth H V, Wright CF. Systematic assessment of outcomes following a genetic diagnosis identified
through a large-scale research study into developmental disorders. Genet Med. 2021, Jun, 1;23(6):1058—64. https://doi.or
2/10.1038/s41436-021-01110-3 PubMed PMID: 33603196.

14.Horton RH, Lucassen AM. Recent developments in genetic/genomic medicine. Clin Sci. Portland Press Ltd.
2019;133(5):697-708. https://doi.org/10.1042/CS20180436 PubMed PMID: 30837331.

15. Sullivan PF, Owen MJ. Increasing the clinical psychiatric knowledge base about pathogenic copy number variation. Am
J Phychol. 2020, Mar, 1;177(3):204-009. https://doi.org/10.1176/appi.ajp.2019.19040335.

16. Hunter JE, Irving SA, Biesecker LG, Buchanan A, Jensen B, Lee K, et al. A standardized, evidence-based protocol to assess
clinical actionability of genetic disorders associated with genomic variation. Genet Med. 2016, Dec, 1;18(12):1258-68.
https://doi.org/10.1038/gim.2016.40 PubMed PMID: 27124788.

17.NHS Digital. Mental Health Services Monthly Statistics, Performance November 2023. 2024.

18. Spencer-Tansley R, Meade N, Ali F, Simpson A, Hunter A. Mental health care for rare disease in the UK - recommendations
from a quantitative survey and multi-stakeholder workshop. BMC Health Serv ResearchBMC Health Serv Res. 2022,
Dec, 1;22(1). https://doi.org/10.1186/s12913-022-08060-9 PubMed PMID: 35568910.

19. McConkie-Rosell A, Hooper SR, Pena LDM, Schoch K, Spillmann RC, Jiang Y, et al. Psychosocial profiles of parents
of children with undiagnosed diseases: managing well or just managing? J Genet Couns. 2018, Aug, 2;27(4):935-46.
https://doi.org/10.1007/s10897-017-0193-5.

20. Rosenthal ET, Biesecker LG, Biesecker BB. Parental attitudes toward a diagnosis in children with unidentified multiple
congenital anomaly syndromes. Am J Med Genet. 2001, Oct, 1;103(2):106—14. https://doi.org/10.1002/ajmg.1527.

21.Davidson HR, Gelles S, Keller KR, Zajdel M, Koehly LM. Becoming a rare disease parent: an interpretative
phenomenological analysis of parent-Caregivers’ postpartum experiences. Qual Health Res. 2024, Jan, 25;34(1-2):126—
40. https://doi.org/10.1177/10497323231205419.

22.Gale NK, Heath G, Cameron E, Rashid S, Redwood S. Using the framework method for the analysis of qualitative data
in multi-disciplinary health research. BMC Med Res Methodol. 2013;13(1). https://doi.org/10.1186/1471-2288-13-117
PubMed PMID: 24047204.

23. Chorpita BF, Moffitt CE, Gray J. Psychometric properties of the revised child anxiety and depression scale in a clinical
sample. Behav Res Ther. 2005, Mar;43(3):309-22. https://doi.org/10.1016/j.brat.2004.02.004 PubMed PMID: 15680928.

24. Goodman A, Lamping DL, Ploubidis GB. When to use broader internalising and externalising subscales instead of the
hypothesised five subscales on the strengths and difficulties questionnaire (SDQ): data from British parents, teachers and
children. J Abnorm Child Psychol. 2010, Nov, 10;38(8):1179-91. https://doi.org/10.1007/s10802-010-9434-x PubMed
PMID: 20623175.

25. Meltzer H, Rebecca, Gatward, Britain Great. Office for national statistics. Social survey division. The mental health of
children and adolescents in Great Britain: the report of a survey carried out in 1999 by social survey division of the office
for national statistics on behalf of the department of health, the Scottish health executive and the national Assembly for
Wales [internet]. Stationery Office; 2000 [cited 2024 Feb 27]. https://www.dawba.info/abstracts/B-CAMHS99 original
_survey_report.pdf.

26. Wolstencroft J, Wicks F, Erwood M, Srinivasan R, Lafont A, Timur H, et al. Neuropsychiatric risk in children with
intellectual disability of genetic origin: IMAGINE - The UK national cohort study. SSRN Electron J. 2022. https://doi.o
rg/10.2139/ss1n.4028542.

27.Byrne GR, Shafran R, Whadcock K, Bennett SD. The influence of comorbidity and perceived complexity on outcomes of
referrals to children and Young person mental health services (UK): a mixed methods vignette study. Clin Child Psychol
Psychiatry. 2023, Oct, 26;28(4):1393-407. https://doi.org/10.1177/13591045231155990.

M BMC Orphanet Journal of Rare Diseases


https://doi.org/10.1056/NEJMoa2209046
https://www.england.nhs.uk/wp-content/uploads/2022/10/B1627-Accelerating-Genomic-Medicine-October-2022.pdf
https://www.england.nhs.uk/wp-content/uploads/2022/10/B1627-Accelerating-Genomic-Medicine-October-2022.pdf
https://doi.org/10.1016/S2215-0366(22)00207-3
https://doi.org/10.1016/S2215-0366(22)00207-3
https://doi.org/10.1016/S2352-4642(22)00067-0
https://doi.org/10.1016/j.jaac.2020.01.006
www.jaacap.org
https://doi.org/10.1542/peds.2010-3500
https://doi.org/10.1001/jama.2020.17024
https://doi.org/10.1038/s41436-021-01110-3
https://doi.org/10.1038/s41436-021-01110-3
https://doi.org/10.1042/CS20180436
https://doi.org/10.1176/appi.ajp.2019.19040335
https://doi.org/10.1038/gim.2016.40
https://doi.org/10.1186/s12913-022-08060-9
https://doi.org/10.1007/s10897-017-0193-5
https://doi.org/10.1002/ajmg.1527
https://doi.org/10.1177/10497323231205419
https://doi.org/10.1186/1471-2288-13-117
https://doi.org/10.1016/j.brat.2004.02.004
https://doi.org/10.1007/s10802-010-9434-x
https://www.dawba.info/abstracts/B-CAMHS99_original_survey_report.pdf
https://www.dawba.info/abstracts/B-CAMHS99_original_survey_report.pdf
https://doi.org/10.2139/ssrn.4028542
https://doi.org/10.2139/ssrn.4028542
https://doi.org/10.1177/13591045231155990

https://doi.org/10.1186/513023-026-04584-z Article in Press

28. Goodman R, Ford T, Meltzer H. Mental health problems of children in the community: 18 month follow up. Br Med J.
2002, Jun, 22;324(7352):1496-97. https://doi.org/10.1136/bm;j.324.7352.1496 PubMed PMID: 12077037.

29. Jones PB. Adult mental health disorders and their age at onset. Br J Psychiatry. 2013;202(s54):s5—10. https://doi.org/10.
1192/bjp.bp.112.119164 PubMed PMID: 23288502.

30. Gray KM, Piccinin AM, Hofer SM, Mackinnon A, Bontempo DE, Einfeld SL, et al. The longitudinal relationship between
behavior and emotional disturbance in young people with intellectual disability and maternal mental health. Res Dev
Disabil. 2011, May;32(3):1194-204. https://doi.org/10.1016/j.ridd.2010.12.044 PubMed PMID: 21295442,

31.Mori Y, Downs J, Wong K, Heyworth J, Leonard H. Comparing parental well-being and its determinants across three
different genetic disorders causing intellectual disability. J Autism Dev Disord. 2018, May, 1;48(5):1651-65. https://doi
.0rg/10.1007/s10803-017-3420-x PubMed PMID: 29192378.

32. Olsson MB, Hwang CP. Depression in mothers and fathers of children with intellectual disability. J Intellect Disability
Res. 2001;45(6):535-43. https://doi.org/10.1046/j.1365-2788.2001.00372.x PubMed PMID: 11737541.

33. Fitzgerald J, Gallagher L. Parental stress and adjustment in the context of rare genetic syndromes: a scoping review. J
Intellect Disabil. 2022, Jun, 19;26(2):522—44. https://doi.org/10.1177/1744629521995378.

34. Anderson M, Elliott EJ, Zurynski YA. Australian families living with rare disease: experiences of diagnosis, health
services use and needs for psychosocial support. Orphanet J Rare Dis. 2013;8(1). https://doi.org/10.1186/1750-1172-8-2
2 PubMed PMID: 23398775.

35.Rice DB, Carboni-Jiménez A, Cafiedo-Ayala M, Turner KA, Chiovitti M, Levis AW, et al. Perceived benefits and
facilitators and barriers to providing psychosocial interventions for informal caregivers of people with rare diseases:
a scoping review. Patient. Adis. 2020;13(5):471-519. https://doi.org/10.1007/s40271-020-00441-8 PubMed PMID:
32785886.

36. Department of Health and Social Care. England rare diseases action plan, 2023: main report. 2023, Jul.

37. Chawner SJ, Watson CJ, Owen MJ. Clinical evaluation of patients with a neuropsychiatric risk copy number variant. Curr
Opin Genet Devel. Elsevier Ltd; 2021;68:26—-34. https://doi.org/10.1016/j.gde.2020.12.012 PubMed PMID: 33461126.

38. Morris S, Hudson E, Bloom L, Chitty LS, Fulop NJ, Hunter A, et al. Co-ordinated care for people affected by rare
diseases: the CONCORD mixed-methods study. Health Soc Care Delivery Res. 2022, Mar;10(5):1-220. https://doi.org/
10.3310/LNZZ5321.

Publisher’s Note Springer Nature remains neutral with regard to jurisdictional claims in published maps and institutional
affiliations.

Authors and Affiliations

Jeanne Wolstencroft'® - Harriet Housby? - Shriya Bhudia' - Irene Lee’ - Isabella Vainieri® -
Nadja Bednarczuk' - Bonamy R. Oliver® - Sarah L. Wynn’ - Sophie D. Bennett® -
IMAGINE-ID Consortium

< Jeanne Wolstencroft

j-wolstencroft@ucl.ac.uk
1" BRC Great Ormond Street Institute of Child Health, University College London, London, UK
Department of Metabolism, Digestion and Reproduction Imperial College London, London, UK
Department of Psychology, Royal Holloway University of London, London, UK

Department of Psychology and Human Development, UCL’s Institute of Education, University College London,
London, UK

5 UNIQUE — Rare Chromosome Disorder Support Group, Surrey, UK
Institute of Psychiatry, Psychology & Neuroscience, King’s College London, London, UK

Orphanet Journal of Rare Diseases M BMC


https://doi.org/10.1136/bmj.324.7352.1496
https://doi.org/10.1192/bjp.bp.112.119164
https://doi.org/10.1192/bjp.bp.112.119164
https://doi.org/10.1016/j.ridd.2010.12.044
https://doi.org/10.1007/s10803-017-3420-x
https://doi.org/10.1007/s10803-017-3420-x
https://doi.org/10.1046/j.1365-2788.2001.00372.x
https://doi.org/10.1177/1744629521995378
https://doi.org/10.1186/1750-1172-8-22
https://doi.org/10.1186/1750-1172-8-22
https://doi.org/10.1007/s40271-020-00441-8
https://doi.org/10.1016/j.gde.2020.12.012
https://doi.org/10.3310/LNZZ5321
https://doi.org/10.3310/LNZZ5321
http://orcid.org/0000-0001-6160-9731
mailto:j.wolstencroft@ucl.ac.uk

	﻿“How can we help our children if no one’s helping us?”: Parent and clinician priorities for mental health support in children with rare genetic conditions who have intellectual and developmental disabilities – a framework analysis
	﻿Abstract
	﻿Introduction
	﻿Methods
	﻿Study design
	﻿Analysis
	﻿Procedures
	﻿Validated measures
	﻿Focus groups
	﻿Patient and public involvement

	﻿Results
	﻿Situating the sample
	﻿Framework analysis

	﻿General RGC barriers
	﻿The post-genetic diagnostic void
	﻿“You fall between the cracks”
	﻿“We just go round and round in circles”

	﻿Mental health specific barriers
	﻿Navigating services “where do we go?”
	﻿“Sometimes that diagnosis [RGC] is in itself hampering”

	﻿Worn down and exhausted
	﻿Facilitators
	﻿Support for families
	﻿Training & education for healthcare professionals about RGC
	﻿Early intervention
	﻿Care-co-ordination
	﻿Discussion
	﻿Unique barriers to mental health support for families with children with IDD and RGC
	﻿Psychological support for caregivers
	﻿Support priorities alignment between parents, clinicians and policy

	﻿Strengths, limitations and future directions
	﻿Conclusion
	﻿References


