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A Case of Indeterminate Cell Histiocytosis

Sang Eun Lee, M.D., Hyun Jung Kim, M.D., Soon Won Hong, M.D.l, Seung-Hun Lee, M.D.

Department of Dermatology and Cutaneous Biology Research Institute, Yonsei University College of Medicine,
Department of Pathology, Yonsei University College of Medicine', Seoul, Korea

Indeterminate cell histiocytosis (ICH) is a rare proliferative disorder of indeterminate cells, which express S-100 and
CD68 antigens and show variable reactivity for CD1a, but lack Birbeck granules. ICH has been reported in both
adults and children, as solitary or multiple papulonodules with rare extracutaneous involvement. We describe the
case of a 2 month-old boy who presented with multiple flesh to brown-colored papules on the face, neck, and trunk.
Histologic findings showed an infiltrate of histiocytes on the papillary dermis. The histiocytes were positive for
S-100 protein and CD68, but negative for CD1a. Ultrastructural study with transmission electron microscopy showed
no Birbeck granules, confirming the diagnosis of ICH. There was no visceral involvement and the cutaneous lesions
showed spontaneous regression after 1 month. (Korean J Dermatol 2008;46(5):724 ~727)
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Fig. 1. Multiple 1~2 mm sized
slightly erythematous to brownish
papules on the face (A), neck, and
the back (B)
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Table 1. Immunohistochemical expression pattern and differen-
tial diagnosis

Diagnosis CD68 S-100 CDla

This case + ++ -
Langerhans cell histiocytosis —/+ +++ +++
Non-Langerhans cell +++ —/+

histiocytosis
Rosai-Dorfman disease + + + + -
Indeterminate cell +++ ++ =/+

histiocytosis

beck #Ho] g1 CD 207 (langerin) =43¢ Aol A inde-
terminate cello] ©]5T} A< FAAA FAHo] A= FA
232 A AT AZete FZo] A=A, 2y
Z o= indeterminate celle] X3 9} A3 o] F=AE7|AE
FolA AReA] T YRAZ oF Fol Y AETol

= Aol wopEel AT ATy, oleid Ha g wEtes
Caputo 52 ICH7} A3 9] indeterminate cellO] A YE

Fig. 2. There were densely aggregated large histiocytes with
abundant eosinophilic cytoplasm in papillary dermis (A: H&E,
X200). Immunohistochemical stains showed positive reaction
with S-100 protein (B: original magnification, X100) and
CD68 (C: original magnification, X200), but negative with
CDla (D: original magnification, X200). On electron micro-
scopy, large histiocytic cells with dendritic morphology and
abundant cytoplasm with lysosomal dense bodies were found.
No Birbeck granules were found (E: electron microscopy,
X5,000).
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