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Evaluating psychosocial stressors in families of children with inborn errors of metabolism SR

Families of individuals with inborn errors of metabolism (IEMs)
often experience many physical, social, and emotional challenges. These
challenges can make it difficult to provide care and may negatively
affect the health of people with IEMs. Since the well-being of the family
can impact the well-being of patients, excellent care for patients must
include recognition and support for the family [1]. In their recent study,
Rajasekar et al. [2] provide an important description of several psy-
chosocial stressors experienced by parents of children with I[EMs; how-
ever, some additional questions and implications must be considered.

Rajasekar et al. [2] reported that several parents experienced anxi-
ety, emotional distress, decreased social contact, and other psychosocial
stressors. However, the authors did not quantify the specific stressors
identified in the study. While qualitative research offers many benefits, a
mixed methods approach with quantitative analyses could help us better
understand the prevalence of these stressors and help prioritize the
development of future supportive interventions [3,4].

Although Rajasekar et al. [2] interviewed parents of children under
the age of ten, they did not specifically note the ages of the children.
How old were the children at diagnosis, and how much time elapsed
between diagnosis and data collection? Around the time of diagnosis,
parents may experience anxiety, confusion, and uncertainty regarding
their child’s illness and may need resources for informational and
emotional support [5]. In later years, parents may be responsible for
providing a significant amount of care at home, which may lead to se-
vere physical and psychological distress and necessitate resources for
respite, residential support, and future planning [6,7]. Since the expe-
riences of parents can change over time [5-8], future studies must
specifically investigate the relationship between age and psychosocial
stressors in order to fully understand the perspectives and support needs
of parents.

While Rajasekar et al. [2] sought to identify common challenges
associated with various metabolic disorders, the considerable hetero-
geneity of IEMs may cause psychosocial outcomes to differ significantly
between conditions [9]. Certain factors, such as neurobehavioral issues
and complex care needs, may contribute more heavily to emotional
distress than other factors. Reporting conclusions about multiple IEMs
collectively may guide future interventions to adopt a one-size-fits-all
approach to treatment and support, which may benefit some families
but not all. Accordingly, further studies are needed to investigate how
disease severity, as indicated by visceral and neurocognitive manifes-
tations, affects the experiences of families.

Furthermore, while Rajasekar et al. [2] provide important informa-
tion about parents in Canada, their results may not be fully generalizable
to parents in other locations. For example, financial support for medical
bills and access to care, particularly at centers of excellence, can vary
significantly between countries which may affect outcomes for the
entire family [5,7]. Such factors should also be taken into consideration
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in future studies.

Interestingly, although Rajasekar et al. [2] interviewed only parents,
they found that siblings may also experience serious psychosocial
challenges. As siblings often serve important roles for their brothers and
sisters with IEMs [10], researchers must specifically include siblings in
future studies to better understand their unique perspectives.

We appreciate the important and much-needed information that
Rajasekar et al. [2] provided and encourage additional studies to delve
further in identifying the overall impact of IEMs, which may ultimately
help improve outcomes for patients and their families.

Funding

This letter did not receive any specific grant from funding agencies in
the public, commercial, or not-for-profit sectors.

Author contributions

Nathan Grant: Conceptualization, Writing — Original draft prepa-
ration, Writing — Review and Editing. T. Andrew Burrow: Conceptu-
alization, Supervision, Writing — Review and Editing. All authors
approved the final manuscript as submitted.

Declaration of Competing Interest

NG serves in a non-paid capacity as the President and Founder of
Siblings with a Mission, a support group for siblings who have brothers
and sisters with inborn errors of metabolism and other complex health
conditions. NG also serves in a non-paid capacity on the Board of Di-
rectors of the Sibling Leadership Network and on the Sibling Resource
Committee of the National MPS Society. NG has a twin brother who has
Hunter syndrome. TAB has no conflicts of interest to disclose.

References

[1] B.L.Jones, N. Contro, K.D. Koch, The duty of the physician to care for the family in
pediatric palliative care: context, communication, and caring, Pediatrics. 133
(Suppl. 1) (2014) S8-S15, https://doi.org/10.1542/peds.2013-3608c.

[2] P. Rajasekar, S. Gannavarapu, M. Napier, A.N. Prasad, A. Vasudev, A. Mantulak, et
al., Parental psychosocial aspects and stressors involved in the management of
inborn errors of metabolism, Mol. Genet. Metab. Rep. 25 (2020) 100654, https://
doi.org/10.1016/j.ymgmr.2020.100654.

[3] A. Regnault, T. Willgoss, S. Barbic, et al., Towards the use of mixed methods in-
quiry as best practice in health outcomes research, J. Patient. Rep. Outcomes. 2 (1)
(2018) 19, https://doi.org/10.1186/s41687-018-0043-8.

[4] T. Conijn, S.C.M. Nijmeijer, H.A. van Oers, F.A. Wijburg, L. Haverman, Psycho-
social functioning in parents of MPS III patients, JIMD. Rep. 44 (2019) 33-41,
https://doi.org/10.1007,/8904_2018_119.

[5] S. Somanadhan, P.J. Larkin, Parents’ experiences of living with, and caring for
children, adolescents and young adults with Mucopolysaccharidosis (MPS),

Received 7 January 2021; Received in revised form 6 February 2021; Accepted 1 March 2021

Available online 31 March 2021
2214-4269/© 2021 The Authors.

(http://creativecommons.org/licenses/by-nc-nd/4.0/).

Published by Elsevier Inc.

This is an open access article under the CC BY-NC-ND license


https://doi.org/10.1542/peds.2013-3608c
https://doi.org/10.1016/j.ymgmr.2020.100654
https://doi.org/10.1016/j.ymgmr.2020.100654
https://doi.org/10.1186/s41687-018-0043-8
https://doi.org/10.1007/8904_2018_119
www.sciencedirect.com/science/journal/22144269
https://www.elsevier.com/locate/ymgmr
https://doi.org/10.1016/j.ymgmr.2021.100740
https://doi.org/10.1016/j.ymgmr.2021.100740
https://doi.org/10.1016/j.ymgmr.2021.100740
http://crossmark.crossref.org/dialog/?doi=10.1016/j.ymgmr.2021.100740&domain=pdf
http://creativecommons.org/licenses/by-nc-nd/4.0/

Correspondence

[6

[7

[8

[9

)

]

1

[}

Orphan. J. Rare. Dis. 11 (1) (2016) 138, https://doi.org/10.1186/5s13023-016-
0521-0.

1. Kuratsubo, Y. Suzuki, N. Shimozawa, N. Kondo, Parents of childhood X-linked
adrenoleukodystrophy: high risk for depression and neurosis, Brain Dev. 30 (7)
(2008) 477-482, https://doi.org/10.1016/j.braindev.2007.12.012.

M.L. Escolar, S.A. Jones, E.G. Shapiro, D.D.G. Horovitz, C. Lampe, H. Amartino,
Practical management of behavioral problems in mucopolysaccharidoses disorders,
Mol. Genet. Metab. 122S (2017) 35-40, https://doi.org/10.1016/j.
ymgme.2017.09.010.

E. Shapiro, C.M. Lourenco, N.O. Mungan, N. Muschol, C. O’Neill,

S. Vijayaraghavan, Analysis of the caregiver burden associated with Sanfilippo
syndrome type B: panel recommendations based on qualitative and quantitative
data, Orphan. J. Rare. Dis. 14 (1) (2019) 168, https://doi.org/10.1186/s13023-
019-1150-1.

B.K. Potter, P. Chakraborty, J.B. Kronick, K. Wilson, D. Coyle, A. Feigenbaum, et
al., Achieving the “triple aim” for inborn errors of metabolism: a review of chal-
lenges to outcomes research and presentation of a new practice-based evidence
framework, Genet. Med. 15 (6) (2013) 415-422, https://doi.org/10.1038/
gim.2012.153.

Molecular Genetics and Metabolism Reports 27 (2021) 100740

[10] N. Grant, Sibling and family caregivers, BMJ 362 (2018) k3158, https://doi.org/
10.1136/bm;j.k3158.

Nathan Grant®, T. Andrew Burrow™
2 Health, Medicine, and Society, University of Cambridge, Cambridge,
United Kingdom

Y Department of Pediatrics, University of Arkansas for Medical Sciences and
Arkansas Children’s Hospital, Section of Genetics and Metabolism, Little
Rock, AR, United States

* Corresponding author at: Department of Pediatrics, Section of
Genetics and Metabolism, University of Arkansas for Medical Sciences,
Arkansas Children’s Hospital, 1 Children’s Way, Slot 512-22, Little
Rock, AR 72202, United States.

E-mail address: taburrow@uams.edu (T.A. Burrow).


https://doi.org/10.1186/s13023-016-0521-0
https://doi.org/10.1186/s13023-016-0521-0
https://doi.org/10.1016/j.braindev.2007.12.012
https://doi.org/10.1016/j.ymgme.2017.09.010
https://doi.org/10.1016/j.ymgme.2017.09.010
https://doi.org/10.1186/s13023-019-1150-1
https://doi.org/10.1186/s13023-019-1150-1
https://doi.org/10.1038/gim.2012.153
https://doi.org/10.1038/gim.2012.153
https://doi.org/10.1136/bmj.k3158
https://doi.org/10.1136/bmj.k3158
mailto:taburrow@uams.edu

	Evaluating psychosocial stressors in families of children with inborn errors of metabolism
	Funding
	Author contributions
	Declaration of Competing Interest
	References


