\WHAT IS YOUR DIAGNOSIS?

v

Case for diagnosis
Caso para diagnostico
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CASE REPORT

A 28 year-old male patient, military officer, pre-
sented with an asymptomatic solitary papule on his
right thigh, which had appeared two months before
his first doctor’s appointment. He lacked any systemic
signs or symptoms and had no relevant personal
medical records. On physical examination, there was
a firm, well-demarcated, smooth-surfaced papule, 0.5
cm in diameter, located in the medial aspect of his
right thigh, without adenopathy (Figure 1).
Histopathology showed thinned epidermis and der-
mis with diffuse inflammatory infiltrate of lymphocy-
tes and histiocytes associated with giant multinuclea-
ted cells (Figure 2), containing a smooth eosinophilic
central cytoplasm with a ring of nuclei and a foamy
external cytoplasm characterizing Touton cells.
Immunohistochemstry revealed CD68 positivity, CD4
and vimentin, and CD1a and S100 negativity (Figure
3). A complete blood count and a lipid profile were
ordered, both with normal results. The patient was
evaluated by an ophthalmologist, with no abnormal
findings.

FIGURE 1: Yellowish, firm, well-demarcated, smooth-surfaced,
erythematous papule, with normal adjacent skin
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FIGURE 2: H&E 400X. Dermis with diffuse inflammatory infiltrate,
composed mainly of lymphocytes and histiocytes, associated with
Touton giant cells
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FIGURE 3: Immunohistochemistry - CD68 marker.
Immunohistochemistry positive for CDG68. It was positive for CD4
and vimentin, but negative for CD1a and S100
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DISCUSSION

Xanthogranuloma (XG) is a form of histiocyto-
sis classified by the Histiocyte Society as class Ila, deri-
ved from dermal dendrocytes. ' Its etiology is unk-
nown and it has a benign and self-limited course. It
most often occurs in childhood, especially early in life,
but may be present at birth. * Men are more common-
ly affected than women by a ratio of 12:1. * It may
occur in adulthood in 10-30% of the cases, usually in
the second and third decades of life. *

Clinically, XG presents as one or multiple yello-
wish-erythematous papules and nodules, usually a
few millimeters to centimeters in diameter, mainly on
the face, neck and back. Mucosal involvement has
been described. It can occur at any anatomical site,
but the eyes are the most common extracutaneous
site, followed by lung, kidney, central nervous system,
colon, pericardium, ovary, liver and spleen.’

Histopathology varies according to the evoluti-
ve phase, but it classically presents dense inflammato-
ry infiltrate, unencapsulated, composed mainly of
lymphocytes and histiocytes, associated with Touton
giant cells. ° Immunohistochemistry is negative for
CD1a and S-100 and positive for CD68, CD4, vimentin
and factor XIIla.

XG tends to spontaneous involution in 3-6
years, leaving a residual hyperpigmented and atrophic
site. Surgical excision may be performed. In patients
with multiple lesions or systemic involvement, the use
of steroids, vincristine, vinblastine and 5-fluorouracil
has been reported with conflicting results. Although
current literature describes juvenile and adult-type
XG as a single entity, some authors claim they are dis-
tinct diseases. "*Q

Abstract: Male patient, 28 years old, presented with an asymptomatic yellowish erythematous papule on his right thigh.
Excisional biopsy was performed for histopathological examination of the lesion. Multinucleated cells (Touton giant cells)
were observed. S100 immunohistochemistry was negative for CD1a and positive for CD4 and CD68. Based on clinical and
histopathological findings associated with immunohistochemistry, we concluded that it was a case of adult-type xanthogra-
nuloma. Because it was a solitary lesion without other clinical signs and symptoms, the medical conduct adopted was
patient orientation.

Keywords: Histiocytosis; Histiocytosis, non-Langerhans-cell; Xanthogranuloma, juvenile

Resumo: Paciente do sexo masculino, 28 anos, com surgimento de papula eritemato-amarelada na coxa direita, assintoma-
tica. Foi realizado bidopsia excisional da lesio para exame histopatolégico, tendo sido observado células gigantes multinu-
cleares do tipo Touton e imunohistoquimica com CD1a e S100 negativos e CD4 e CDG68 positivos. Pelos achados clinico-
histopatolégicos associados a imunohistoquimica concluimos ser um caso de xantogranuloma do tipo adulto. Por ter sido
uma lesao solitiria sem outros sinais e sintomas clinicos, a conduta adotada foi orientagio quanto a doenca.
Palavras-chave: Histiocitose; Histiocitose de células nao Langerhans; Xantogranuloma juvenil

REFERENCES
1. Luz FB, Gaspar AP, Kalil-Gaspar N, Ramos-e-Silva M. Os histiocitos e as histioci- 7. Battistella M. Xanthogranulomas. Ann Dermatol Venereol. 2011;138:156-8.
toses nao Langerhans em Dermatologia. An Bras Dermatol. 2003;78:99-118. 8. Sueki H, Saito T, lijima M, Fujisawa R. Adult-onset xanthogranuloma appearing

2. Achar A, Naskar B, Mondal PC, Pal M. Multiple generalized xanthogranuloma in symmetrically on the ear lobes. J Am Acad Dermatol. 1995;32(2 Pt 2):372-4.
adult: case report and treatment. Indian J Dermatol. 2011;56:197-9.

3. Jain A, Mathur K, Khatri S, Kasana S, Jain SK. Rare presentation of juvenile xant-
hogranuloma in the thoracic spine of an adult patient: case report and literature
review. Acta Neurochir (Wien). 2011;153:1813-8.

4. Kim JH, Lee SE, Kim SC. Juvenile xanthogranuloma on the sole: dermoscopic fin-
dings as a diagnostic clue. J Dermatol. 2011;38: 84-6.

5. Stover DG, Alapati S, Regueira O, Turner G, Whitlock JA. Treatment of juvenile xant-
hogranuloma. Pediatr Blood Cancer. 2008;51:130-3.

6. Le Bidre E, Delage M, Lejars O, Machet MC, Lorette G, Maruani A. Xanthelasma and
juvenile xanthogranuloma in a 7 year old boy. Ann Derm et Ven.2009;136:723-26.

MAILING ADDRESS / ENDERECO PARA CORRESPONDENCIA:
Felipe Mauricio Soeiro Sampaio

Rua Francisco Manoel, 126

20911-270 - Benfica. Rio de Janeiro, R]
E-mail: felipemauricio@uol.com.br

How to cite this article: Sampaio FMS, Lourenco FT, Obadia DL, Nascimento LV. Case for diagnosis. Solitary papu-
le in the thigh: an uncommon diagnosis. An Bras Dermatol. 2012;87(5):789-90.

An Bras Dermatol. 2012;87(5):789-90.



