Letters to the Editor

Multiple verruciform xanthomas
following bone marrow transplant

Sir,

Verruciform xanthoma is a rare benign mucocutaneous
lesion which was first described by Shafer in 1971.1" It
usually presents as an asymptomatic, white or yellowish
red plaque with a verrucous surface. However, polypoid,
papillomatous and sessile lesions have also been
reported. The condition has a predilection for the oral
cavity.l! Extraoral lesions have been reported, mainly
involving the anogenital region.?”! Multiple lesions are
extremely rare. Verruciform xanthoma has been reported
in patients of bone marrow transplant who have graft
versus host disease.! Though single lesions have been
reported before, we were unable to find any previous
reports in the English literature of multiple verruciform
xanthomas following bone marrow transplant, in the
absence of graft versus host disease,

A 40-year-old man was evaluated for asymptomatic
verrucous plaques on the wupper gingiva and
adjoining labial mucosa, and glans penis for 3
months. The lesions were slowly progressive. He had
undergone allogenic bone marrow transplantation
for chronic myeloid leukemia a year before
the appearance of the lesions. The patient had
received cyclosporine prophylaxis for graft versus
host disease and was in complete hematological
remission. Physical examination revealed a well
demarcated, non-tender, pink to yellowish plaque
with a verrucous surface, measuring 5 cm X 3 cm on
the upper gingival mucosa, above the right incisor
and canine and extending into the adjoining upper
labial mucosa. Another yellowish sessile plaque
measuring 3 cm X 2 cm was present on the glans
penis [Figure 1a and b]. A differential diagnosis
of condyloma acuminata was considered. Biopsy
from both the lesions revealed stratified squamous
epithelium with papillary proliferation, uniformly

long bulbous rete ridges, areas of bright eosinophilic
parakeratosis with neutrophilic exocytosis and a
dense infiltrate of foamy macrophages in the papillary
dermis [Figure 2a and b], confirming the diagnosis
of verruciform xanthoma. A lipid profile was normal
and polymerase chain reaction from the lesion was
negative for human papillomavirus. The lesions were
re-excised and topical imiquimod was applied to
treat any possibility of a residual lesion.

The etiopathogenesis of verruciform xanthoma remains
unclear. Postulated factors include immunologic factors,
local inflammation and viral etiology. Ultrastructure
and in situ hybridization from lesions of verruciform
xanthoma have failed to demonstrate human papilloma
virus making a viral etiology unlikely.’”’ Immunologic
factors were suggested based on the predominance
of T-cell lymphocytes in the dermal infiltrate of
verruciform xanthoma and a decreased number of
Langerhans cells as compared to normal tissue.® A
theory suggesting a role for a chronic inflammatory
process in the development of verruciform xanthoma in
patients with graft versus host disease proposed release
of lipids from the phospholipid-rich cell membranes
following epithelial tissue injury, which are engulfed
by macrophages that later transform into foamy cells.®
In our patient, presence of immunosuppression along
with possible local irritation are probable factors
involved in the pathogenesis of this disease.

Figure 1: Yellowish plaque with verrucous surface and sessile
base, located on (a) upper gingival mucosa above the right incisor
and canine and extending into the adjoining upper labial mucosa
measuring 5 cm x 3 cm, (b) glans penis measuring 3 cm x 2 cm
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Figure 2: (a) Exophytic growth, papillomatous and bright eosinophilic
parakeratosis with neutrophils (H and E, x100). (b) Brightly stained
parakeratosis with neutrophils and foamy cells within the dermal
papillae (H and E, x200)

The differential diagnosis of verruciform xanthoma
includes warts, condyloma acuminate, squamous cell
carcinoma and verrucous carcinoma. The diagnosis
may be challenging, but the characteristic pathologic
findings are diagnostic for this disease. It typically
demonstrates papillomatous proliferation of the
epidermis, bulbous rete ridges, bright eosinophilic
parakeratosis with neutrophilic exocytosis and
papillary dermal infiltration by foamy cells.

Treatment of verruciform xanthoma includes pulse dye
laser, cryosurgery, electrocautery and surgical excision.
Successful treatment with imiquimod is also reported.”
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