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Koro syndrome, also known as “genital retraction syndrome”,
is a rare an often-severe psychiatric disorder characterized by the
development of acute anxiety and a fear of retraction of the penis,
followed by an intense fear that the penis will recede into the body
resulting in death.! This delusional disorder is considered to be
culture-bounded, occurring in epidemic and sporadic forms mostly
in South-East Asia, Japan and China,? but sporadic cases have also
been reported in western regions in association with disorders usu-
ally involving the central nervous system. Thus, cases of Koro have
been reported following stroke, in alcoholic hepatitis, following
abrupt withdrawal of olanzapine, in a tumor of the corpus callo-
sum, in bronchial carcinoma with metastatic spread to the brain,
in epilepsy, and in mild cognitive impairment due to Alzheimer’s
disease.’

Huntington’s disease (HD) is a monogenetic, autosomal-
dominant, neurodegenerative disease caused by an abnormal CAG
repeat expansion in the HTT gene.* Clinically, HD is characterized
by the progressive development of motor, cognitive and neuropsy-
chiatric manifestations. Subtle cognitive and behavioral changes
usually precede the onset of motor symptoms” in concordance with
the set of brain changes that involve extensive posterior-cortical
and white matter territories and specially, the basal ganglia, years
before motor-based diagnosis.®

Depressive mood, anxiety, irritability, suicidality, perseverative
behavior and especially apathy, define the typical psychopatho-
logical profile of the HD.” However, HD may associate psychotic
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symptoms in up to 10% of cases, and up to 3% of people with HD
exhibit a schizophrenia-like form of the disease.®

In this letter, we report a Koro-like syndrome acutely devel-
oped in a 54-year-old male affected by HD (CAG=42). The patient
presented a predominantly psychiatric and cognitive form of the
disease associating loss of motivation, executive dysfunction, per-
severative behavior and rumination, irritability and of somatic
complaints, but there was no history of psychotic symptoms.
Regarding motor symptoms, he presented oculomotor impersis-
tence, decomposition of eye tracking and delayed latency. He
also had some suppressible cephalic movements, mild general-
ized chorea predominantly in the trunk and mild dystonic posture
of the right upper limb (UHDRS-TMS = 36). Pharmacological treat-
ment consisted of venlafaxine 375 mg/day and olanzapine 5 mg
twice/day.

During a follow-up visit the patient referred to be extremely
concerned because of having the impression that his penis was get-
ting smaller (see video in supplementary data). This concern forced
him to repeatedly go to the toilet to check his penis. The patient
explained that he has never seen his penis getting smaller, but that
was unquestionably getting smaller. His companion, explained that
the patient has the need to pull down his pants and constantly
show them that his penis is getting smaller. During the visit the
patient verbalized an immense anxiety and how worried he was
about the possibility of dying due to this penis retraction (Fig. 1;
supplementary data).

Although somatic complaints and some symptoms characteriz-
ing somatoform disorders are not uncommon in HD, Koro has never
been reported in the context of this disease. The specific origin of
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Doctor: What's wrong with your penis?

Fig. 1. Screenshot of the video included in supplementary data where part of the interview with the patient can be seen.
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these symptoms in HD is unknown, but it is reasonable to con-
sider that progressive brain damage, cognitive impairment and the
co-occurrence of other neuropsychiatric manifestations are central
precipitating factors.

While the cases of Koro described in Asians have been consis-
tently associated with anxiety and depression, the vast majority
of Koro-like cases in non-Asian patients have been associated
with primary and secondary psychotic disorders.” It has been
proposed that Koro-like syndrome could share similar mecha-
nisms than those precipitating some delusional misidentification
syndromes.>'°? Thus, the role of abnormalities in right fronto-
temporo-parietal and limbic regions, especially those related to
visual and spatial processing, to integration of external and inter-
nal signals, and to self-monitoring, are of particular relevance.
Abnormalities in these processes can result in misidentification
syndromes and in abnormal perceptions of the body, and possibly
play a central role in Koro-like syndromes.>

Beyond the basal ganglia, HD associate changes in exten-
sive temporo-parietal territories6 that contribute to sensorimotor
integration disturbances. We consider that the confluence of aber-
rant proprioception of one’s own body due to sensorimotor and
proprioceptive integration deficits, with frontal-related cognitive
dysfunction, perseveration and anosognosia, facilitated the con-
struction of the delusion of penis retraction in our case.

To sum up, this is the first Koro-like syndrome ever reported in
the context of HD, and it is a case that reminds us of the need to
explore symptoms that go beyond the obvious or expected ones
in the context of the general descriptions of the diseases we work
with.

Appendix A. Supplementary data

Supplementary data associated with this article can be found, in
the online version, at https://doi.org/10.1016/j.rpsm.2023.01.006.

59

Spanish Journal of Psychiatry and Mental Health 18 (2025) 58-59

References

1. Chowdhury AN. The definition and classification of Koro. Cult Med Psychiatry.
1996;20:41-65.

2. Cheng ST. Epidemic genital retraction syndrome: environmental and personal
risk factors in southern China. J Psychol Human Sex. 1997;9:57-70.

3. Tau M, Masurkar AV. Koro delusion in mild cognitive impairment due to
Alzheimer’s disease. ] Neuropsychiatry Clin Neurosci. 2020;32:204-206.

4. Walker FO. Huntington’s disease. Lancet. 2007;369:218-228.

5. Martinez-Horta S, Sampedro F, Horta-Barba A, et al. Structural brain correlates
of dementia in Huntington’s disease. Neuroimage Clin. 2020;28:102415.

6. Tabrizi SJ, Langbehn DR, Leavitt BR, et al. Biological and clinical manifestations
of Huntington’s disease in the longitudinal TRACK-HD study: cross-sectional
analysis of baseline data. Lancet Neurol. 2009;8:791-801.

7. Martinez-Horta S, Perez-Perez ], van Duijn E, et al. Neuropsychiatric symp-
toms are very common in premanifest and early stage Huntington’s disease.
Parkinsonism Relat Disord. 2016;25:58-64.

8. vanDuijnE, Craufurd D, Hubers AA, et al. Neuropsychiatric symptoms in a Euro-
pean Huntington’s disease cohort (REGISTRY). J Neurol Neurosurg Psychiatry.
2014;85:1411-1418.

9. Stip E, Nguyen J, Bertulies-Esposito B, et al. Classical Koro and Koro-like symp-

toms: illustration from Canada. J Psychosexual Health. 2021;3:222-235.

Gama Marques J. Koro, Othello and Capgras syndromes in one patient with drug

induced psychosis. Psychiatr Danub. 2015;27:429-430.

10.

Saul Martinez-Horta®"¢d:# Jesus Perez-Perez:P-¢:d,

Jaime Kulisevsky :P-¢.d

4 Movement Disorders Unit, Department of Neurology, Hospital de
la Santa Creu Sant Pau, Barcelona, Spain

b Biomedical Research Institute Sant Pau (IIB-Sant Pau),
Barcelona, Spain

¢ Autonomous University of Barcelona, Department of Medicine,
Spain

d Centro de Investigacién Biomédica en Red - Enfermedades
Neurodegenerativas (CIBERNED), Madrid, Spain

*Corresponding author.
E-mail address: smartinezho@santpau.cat (S. Martinez-Horta)


http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
http://dx.doi.org/10.1016/j.rpsm.2023.01.006
mailto:smartinezho@santpau.cat

	Koro-like syndrome in Huntington's disease
	Appendix A Supplementary data
	References


