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CLINICO | CLINICAL

A rare case of giant verruciform xanthoma in the palate

Relato de caso raro de extenso xantoma verruciforme no palato

Eduardo Augusto ROSA'
Rivadavio Fernandes Batista de AMORIM?

ABSTRACT

Verruciform xanthoma represents a rare disease of unknown etiology that typically affects the oral mucosa. In most cases, it is asymptomatic
and characterized by a well demarcated elevation with irreqular or papillary surface. The gums are the most affected oral site, and the
lesion is usually less than 2 cm in diameter. The aim of this study is to report a rare case of an extensive verruciform xanthoma in the hard
palate and gums of a 55-year-old male. Clinically, the well delimitated, reddish, elastic lesion measuring approximately 2.8 X 1.5 cm had
a slightly granular surface. Histopathological analysis found proliferative epithelial activity with evident papillomatosis, parakeratosis, and
large epithelial ridges. Xanthomatous cells with clear, vacuolated cytoplasm were detected in the lamina propria. The patient has been
disease free for 18 months. According to an extensive research in the PubMed, MEDLINE, and Lilacs databases, this paper describes one of
the most extensive cases of verruciform xanthoma reported in the literature.

Indexing terms: Mouth mucosa. Palate. Pathology, oral. Xanthomatosis.

RESUMO

O xantoma verruciforme é uma lesdo rara de etiologia ndo determinada, que acomete, principalmente, a mucosa oral. Na maioria das vezes
¢é assintomatica, caracterizando-se por uma elevacao bem-delimitada, de superficie rugosa ou papilar, e sua principal localizacdo na boca é a
gengiva. Com relacdo ao tamanho, a maioria das lesdes ndo ultrapassa 2 cm no seu maior diametro. O objetivo do presente trabalho é relatar
um caso raro de extenso xantoma verruciforme em paciente do género masculino, de 55 anos, apresentando leséo localizada no palato duro
e na gengiva palatina. Clinicamente, a lesdo possufa bordas bem-destacadas, de superficie levemente granular e coloracao avermelhada, com
consisténcia elastica, medindo aproximadamente 2,8 X 1,5cm. O exame histopatolégico demonstrou a presenca de proliferacao do epitélio
de revestimento, exibindo papilomatose, paraceratose e alongamento das cristas epiteliais. Na lamina prépria, células xantomatosas com
citoplasma claro e vacuolado puderam ser observadas. O paciente encontra-se livre de recidivas apds 18 meses de acompanhamento clinico.
De acordo com extensa pesquisa em bases de dados (pubmed, medline, lilacs), o presente caso representa uma das maiores lesdes do tipo
xantoma verruciforme ja relatadas na literatura.

Termos de indexac¢do: Mucosa bucal. Palato. Patologia bucal. Xantomatose.

INTRODUCTION

xanthoma is characterized by a well delimited rough or
papillary elevation and may be depressed or ulcerated at
the center*®7. Its color varies from pink, red, yellow, or

Verruciform xanthoma is a rare benign lesion first
reported by Shafer' in 1971. It manifests mainly in the oral
mucosa, but cases of verruciform xanthoma in the vulva,
scrotum, penis, anal region, and extremities have been
described?3. The lesion is usually solitary and asymptomatic,
and can have been present from a few weeks to years*.
Sopena et al.> described a case of disseminated verruciform
xanthoma involving the hands, feet, genital region, ears,
and palate. From the clinical point of view, verruciform

brownish, to whitish or grey*.

Oral verruciform xanthoma is usually found on
the gums*®. The mean ages of affected individuals vary
from 45 to 58.3 years®®. Verruciform xanthoma may be
associated with other conditions, such as lichen planus,
lupus, and squamous cell carcinoma?1°-'2,

Histologically, verruciform xanthoma is
characterized by a proliferation of the surface epithelium,
exhibiting papillomatosis, parakeratosis, and elongation of
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of the rete ridges. Xanthomatous cells in the lamina
propria may have a clear and vacuolated cytoplasm. Three
architectural patterns were proposed by Nowparast et al.’
in 1981: verrucous, papillary, and flat. The verrucous type
presents acanthosis, hyperparakeratosis, and elongation
of the rete ridges; the papillary type presents numerous
finger-like projections containing connective tissue and
parakeratin crypts; and the flat type presents subsurface
epithelial proliferation®®. Immunohistochemical studies
show that xanthomatous cells are positive for CD68+, so
they are considered cells of the macrophage lineage*®'4,

CASE REPORT

A 55-year-old Brown male visited the oral-
maxillofacial service because of a lesion located in the
hard palate and palatal gingiva extending from the distal
side of the canine to the distal side of the second molar,
approaching the palatine raphe. The affected teeth were
abraded, and the patient presented advanced periodontal
disease with gingival recession and exposure of the
palatine roots. The lesion had well delimited borders,
which were slightly more elevated than the central portion.
The surface was marginally granular, elastic, and reddish,
measuring approximately 2.8 x 1.5cm (Figure 1). Cervical
lymph nodes were not palpable. The patient had noticed
the lesion approximately one month before the visit
and did not report pain, drainage of secretion or blood,
significant systemic changes, or any other important
change. The clinical picture called for an incisional biopsy
and a histopathological examination. The histological
cuts stained with hematoxylin-eosin (HE) were lined with
a stratified, parakeratinized pavement epithelium. There
was abundant formation of parakeratin in many fields.
Additionally, the epithelium presented papillomatosis,
acanthosis, and elongated projections of the ridges
toward the lamina propria (Figures 2 and 3). Some crypts
containing parakeratin could also be observed on the
epithelial surface (Figure 4). Cells with a clear and foamy
cytoplasm and an ovoid nucleus close to their center were
present between the epithelial crypts, embedded in the
papillae of the connective tissue (Figures 5 and 6). Their size
diversity and the association of the cytological aspects of
the clear cells indicated that they were xanthomatous cells.
The set of histopathological evidences led to the diagnosis
of verruciform xanthoma. The lesion was completely
excised and the excisional biopsy findings corroborated
the histological aspects found previously by the incisional
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biopsy. The patient has been recurrence free for 18 months
now. The patient was informed about the nature of the
lesion and the need of follow-up. He also read and signed
an informed consent form for the performance and
publication of scientific studies.

Figure 1. Clinical aspect of the lesion, showing the involvement of the palatine
mucosa and gum.

Figure 2. Histological cut showing the stratified pavement epithelium with
papillomatosis, parakeratosis, and elongated rete ridges (Hematoxylin-
eosin 100x).

Figure 3. Histological cut showing xanthomatous cells between the epithelial
papillomatous projections (Hematoxylin-eosin 100x).
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Figure 4. Histological cut highlighting a rete ridge filled with keratin (Hematoxylin-
eosin 100X).

Figure 5. Histological cut showing cells in the xanthomatous connective tissue close
to the epithelium (Hematoxylin-eosin 400x).

Figure 6. Detail of the xanthomatous cells with clear vacuolated cytoplasm and ovoid
nucleus. Neutrophils and fibroblasts are also visible. (Hematoxylin-eosin
1000X).

Giant verruciform xanthoma in the palate

DISCUSSION

Oralverruciform xanthoma occursveryinfrequently.
Up to 2001, only 282 cases had been reported4. Since
2001, the following reports written in English were found
in PubMed: a series with 15 new cases described by Yu
et al.8; another two cases reported by Sah et al.”; and 11
isolated case reports, totaling 29 new cases including the
present case>'''2'>22 Among all cited studies, only five
verruciform xanthomas were described, in addition to the
present case'>'*. More cases have been described involving
Asians; Philipsen et al.4 found 109 verruciform xanthomas
in Japanese in their series of 282 cases, and another 15
cases were described in Taiwan more recently®.

Changes in the lipid metabolism and viruses do
not seem to induce verruciform xanthoma’?. Oliveira et
al.’™ suggest the development of an immune response,
similar to that associated with lichen planus. Meanwhile,
Ide et al.® speculated that verruciform xanthoma has a
multifactorial etiology, including periodontal pathogens,
mechanical stimulation, tobacco, alcohol, and dietary
allergens or sensitizing agents, among others.

The case reported herein involved the gum and
palate, which consist of masticatory mucosa. Philipsen
et al.* reported that the gum is the commonest site for
verruciform xanthoma, followed by the palate in the 173
non-Japanese patients they studied, and 17 of these cases
involved both the palate and the gum. Isolated palate
involvement was also less frequent in the retrospective
study of 16 cases conducted by Rawal et al.®, who found
only three palatine lesions. In a series of 15 cases, Yu et al.®
did not find any verruciform xanthoma in the palate but
found one lesion in the palatine gingiva. Sopena et al.5
found small lesions in the palate of a patient with many
verruciform xanthomas in the skin.

In the 15 cases reported by Yu et al.8, the mean
length of the verruciform xanthomas was 0.8cm. Only
two lesions had a length greater than one centimeter, and
the biggest lesion measured 2.0 x 1.0cm. The four lesions
reported by Oliveira et al." varied from 0.4 to 2.0cm. Skin
verruciform xanthomas can be much larger: a case affecting
more than 15cm of skin has already been reported®. The
lesion described herein measured roughly 2.8 x 1.5cm. Of
all the studies reviewed for this manuscript, the present
lesion was the largest oral lesion.

The clinical  characteristics of  verruciform
xanthoma are not specific. The differential diagnosis
includes squamous cell papilloma, wart, verrucous
hyperplasia, and verrucous carcinoma®'”?3, Only three of
the 15 cases reported by Yu et al.® were hypothesized to

RGO - Rev Gaulcha Odontol., Porto Alegre, v.62, n.1, p. 77-81, jan./mar., 2014 79



EA ROSA & RFB AMORIM

to be verruciform xanthomas, which may be attributed to
their rarity in dental practice. Other hypotheses included
five verrucous hyperplasias and two papillomas. Biopsy is
a must because verruciform xanthoma diagnosis depends
on the presence of xanthomatous cells since these cells are
not present in the other conditions listed in the differential
diagnosis*®'723. Moreover, verrucous carcinoma is
distinguished by the presence of cellular atypia, while
papilloma and warts are distinguished by signs of viral
induction’.

CONCLUSION

The present article reports a new case of a very
extensive verruciform xanthoma involving the palate and
palatal gingiva. Contrary to most of the lesions described
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