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Langerhans cell histiocytosis
presenting as a primary penile
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loTlokuTTdpWon amod kKuttapa Langerhans
o€ Sepuatikn aAoiwon akpomoaobiag

Mepidnyn oto TéAog Tou dpbBpou
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Langerhans cell histiocytosis (LCH) is a rare proliferative
disorder of cells, with the phenotype of activated Langer-
hans cells. The diagnosis of LCH is often delayed or missed
and its clinical course is highly variable, ranging from a
self-healing solitary bone lesion to widely disseminated
life-threatening disease.’” Langerhans cell histiocytosis af-
fects mainly young children and features an accumulation
of CD1a+ dendritic Langerhans cells in the bone, skin, and
other organs. Few cases of Langerhans cell histiocytosis on
the penis have been reported in the literature. The case
is presented here of LCH on the penis, with a review of
similar documented cases.?

CASE REPORT

A 37 year-old man with an uneventful medical history presented
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with a solitary nodular lesion on the prepuce, 1.2 cm in maximum
diameter, reddish with a smooth surface. His clinical examination
was unremarkable and no similar lesions were noted elsewhere.
Surgical resection of the nodule was performed and histological
assessment revealed infiltration of neoplasmic cells, some of
which were giant cells with oval, indented nuclei, a small degree
of nuclear atypia and eosinophilic cytoplasm. Eosinophils were not
observed in the histology sample. Immunochemistry results were
positive for vimentin, S-100 protein, CD1a and Langerin, whiler
the neoplasmic cells were negative for keratins AE1/AE3, SM-actin,
HHF-35, Desmin, CD34 and CD99. The proportion of cell prolif-
eration, Ki-67+, was almost 20%. These findings were consistent
with the diagnosis of LCH. Investigation for metastases, including
computed tomography (CT) of the thorax and abdomen, **"TC
bone scan, and bone marrow aspiration revealed no evidence of
disease beyond the penis. The patient was not given any medi-
cal treatment but was monitored closely as an outpatient in the
hematological department, as cutaneous LCH could represent the
initial presentation of the multisystem disease of LCH.?

COMMENT

LCH of the penis is very rare cutaneous lesion. Its etiol-
ogy remains unknown and association with various stimuli,
such as chemical or viral exposure, has not been proved.
Review of the relevant literature revealed reports of seven
additional cases of LCH presenting as a penile lesion, which
were treated by surgical excision or topical steroid ointments,
or chemotherapy in the case of multisystem involvement.
The outcome in all cases was excellent and there are no
reports of recurrence of the disease in the penis.?

Cases of non-Langerhans cell histiocytosis have also been
reported. Juvenile xanthogranuloma (JXG) is the commonest
variant of non-Langerhans cell histiocytosis, and only four
cases with a penile lesion have been reported.? In addition,
one case of intermediate cell histiocytosis presenting as a
solitary lesion of penis has been reported.*

The prognosis of solitary penile lesions of LCH is excel-
lent, with no reports of recurrence of the disease. Neverthe-
less, careful assessment should be made for any systemic
involvement and close monitoring is recommended.
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lotiokuttdpwon and kKuttapa Langerhans
oe Seppatikn al\oiwon akpomooBiag
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H 1otiokuTttdpwon and kuttapa Langerhans gival ond-
via vOoo¢, cuUVABWE TNG MalSIKAG NAKiag, TTou oxetiCeTat
HE KAWVIKO TTOANATIAQCIAOHUO TwV SEVEPITIKWY KUTTAPWV
CD1a+. Zuxvég B€oelg TPooBoANG ATTOTEAOUV O HUENOG TWV
0OTWV, Ol TTVEVHOVEG KAl TA 00TA. TO KAIVIKO (pdoua TNG VO-
OOU KUMaiVETAL ATTo TNV EUPAVION HOVAPWV ACUUTTTWHA-
TIKWV BAaBWV €W Kal EKONAWOELG TTOAUCUOTNUATIKAG VO-
oou. A TN CUPMETOXN TWV AVSPIKWY YEVVNTIKWY 0pYAVWV
OTN VOOO LUTTAPXOULV ENAXIOTEG avapopEg otn BiBAoypagia.
Meptypdpetal n omaviotatn MEPIMTWon veapou Avdpa Ue
IOTOAOYIKA KAl AVOOOTOTOXNUIKA KATOXUpwHEVN Sidyvwon
mpwTtomaboul¢ Iotiokuttdpwong Langerhans otnv akporro-
oBia. O mMAnpNG é\eyxog yia otadlomoinon S&v amokAaAv e
maBoAoyikn €0Tia vooou. AT Tn peAETn TG S1eBvoig Pi-
BAloypagiag MPoKUTITEL OTL N EVTOTIION TNG IOTIOKUTTAPW-
on¢ Langerhans oto méog, 6nw¢ cupPaivel otnv mapovoa
nepintwon, eivat ormavidétatn. H artioloyia givat dyvwotn
Kal Sev €xel amodelxOei N cuoYXETION AUTAG TNG oTTAVIag Sep-
HATIKAG aANoiwoNnG e TTOLKIAa epeBiopata OTTWG XNUIKA N
oyevn. QG aVTIHETWTIION AVAPEPETAL XEIPOUPYIKN agai-
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PEON, TOTTIKN XPron oTePoeldwV N XNUEloBepareia o€ ou-
OTNMATIKA VOOoO HE e€AIPETIKA TTPOYVWON, XWEIG avapopd
UTTOTPOTING. AV Kal ol e§eTAoelg otadlomoinong dev éds1€av
AAAN B€éon TPOGCBOAAC, O CUYKEKPIUEVOG A0BEVAC TEONKE
uTG OTEVA LATPIKN TTapakoAoVONoN, emeldn N apxikn Sep-
patikiy aAhoiwon mBavov va amoTteleil mpwtn ekdnAwon
OUCTNMATIKAG IOTIOKUTTAPWONG.
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NEéEeig eupeTnpiou: AgpuaTikr aloiwon akporoobiag, loTiokuT-
Tdpwon Langerhans
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