online© ML Comm

G AT ALY, Gl
1 1 2 ARG 1
CECINEDINEIR SRk 2

¢

Korean J Otorhinolaryngol-Head Neck Surg 2007;50:1165-8
DOI 10.3342/kjorl-hns.2007.50.11.1165

Xanthoma Disseminatum, a Case with Laryngeal Involvement
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'Department of Otorhinolaryngol ogy; “Pathology, Yonsei University College of Medicine, Seoul, Korea

ABSTRACT

Xanthoma disseminatum is a rare benign, normolipemic mucocutaneous xanthomatosis resulting due to the proliferation of non-
Langerhans cell histiocytes. Xanthoma disseminatum typically involves the skin, particularly the flexor skin folds. Mucocutaneous
involvement develops in 40—60% of patients, most commonly affecting the oropharynx, larynx, or corneae and conjunctivae.
Xanthoma disseminatum may also manifest in the central nervous system. While the natural history of xanthoma disseminatum
is usually benign, lesions in critical anatomical locations may result in morbidity and mortality. Curative therapy is lacking. We
report a case with laryngeal involvement in a female patient. In this patient, xanthomas involved oropharynx and larynx mucosa.
Dyspnea occurred due to epiglottis lesion. Tracheotomy was performed, and maintenance of breathing and decanulation were
possible after epiglottectomy. (Korean J Otorhinolaryngol-Head Neck Surg 2007;50:1165-8)
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Fig. 1. Mucocutaneous lesions of
xanthoma disseminatum. A : Xan-
thomatous plaque involving the
skin around the eyelids, nostrils, mo-
uth, and flexor folds (arrows). B :
Tongue mucosal lesion with ulcers
(arrows) of xanthoma dissemina-
um.

Fig. 2. Oropharyngeal mucosa was severely contracted and
epiglottis was thickened due to mucosal involvement of xan-
thoma disseminatum. Pharyngeal mucosa (Ph), tongue base
(TB) and epiglottis (Ep).
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Fig. 4. Histologic specimen from xanthomatous lesion (H&E, orig-
inal X 400) . The infiltrate shows non-Langerhans’ histiocytes. There
are multifocal aggregates of foamy histiocytes (black arrows)
and scattered Touton-type giant cells (blue arrows).
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Fig. 3. Postoperative Laryngoscopic
findings (A) 1 day after surgery (B)
2 months after epiglottectomy. Cut
epiglottis (cCEp), and shortened and
thickened aryepiglottic fold (AE).
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