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ABSTRACT

Introduction: Leiomyomas are benign smooth muscle neoplasms that preferably affect the genitals,
skin, and gastrointestinal tract, being rarely seen in the oral cavity. They are commonly classified into
three microscopic patterns: solid leiomyoma, angioleiomyoma (ALM), and epithelioid leiomyoma.
The most frequently reported sites of occurrence of oral ALM are the lip (48.6%), palate (21.1%),
buccal mucosa and tongue (9.2%), and intraosseous lesions (8.3%).

Case report: A 62 years old male presented a painless swelling in the left cheek. In this report
histopathological and immunohistochemical analysis were made to confirm the diagnosis, since
several lesions were possible. The treatment was local surgical excision of the tumor.

Key words: Angioleiomyoma; Smooth muscle neoplasms; Benign neoplasm; Oral lesions

Aspectos clinicopatolégicos, histoquimicos e imunoistoquimicos de
angioleiomioma de mucosa jugal: relato de caso

RESUMO

Introdugéo: Leiomiomas sé&o tumores benignos de musculo liso que afetam preferencialmente os genitais,
pele e do trato gastrointestinal, sendo raramente visto na cavidade bucal. Esses tumores sao comumente
classificados em trés padrées microscopicos: leiomioma sélido, angioleiomioma (ALM), e leiomioma epitelidide.
Os locais mais freqlientemente afetados por ALM na boca séo: labio (48,6%), palato (21,1%), mucosa jugal e
lingua (9,2%) e intra-6ssea (8,3%).

Relato de caso: Paciente de 62 anos, masculino apresentou um inchago indolor na bochecha esquerda. Neste
relato de caso foram realizadas andlises histopatolégicas e imuno-histoquimico para confirmar o diagnéstico,
uma vez que varias lesées podem fazer diagnéstico diferencial. O tratamento foi excisdo cirirgica local do tumor.
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INTRODUCTION

Leiomyomas are benign smooth muscle neoplasms that
preferably affect the genitals, skin, and gastrointestinal tract,
being rarely seen in the oral cavity. They are commonly
classified into three microscopic patterns: solid leiomyoma,
angioleiomyoma (ALM), and epithelioid leiomyoma [1].
ALM accounts for about two thirds of all benign smooth
muscle tumors of the oral cavity and exhibits prominent
vascular channels. Regarding the origin of oral cavity
leiomyomas, it has been proposed that these tumors arise
from vascular smooth muscle [2]. Clinically, ALM most
often appears as painless, slow-growing, nodular lesions
that may vary in size from a few millimeters to 2 cm. larger
lesions are seldom seen. The most frequently reported
sites of occurrence of oral ALM are the lip (48.6%)),
palate (21.1%), buccal mucosa and tongue (9.2%), and
intraosseous lesions (8.3%) [3]. Histologically, the lesion
is well circumscribed, with a partial to full-thickness
capsule that contains numerous vascular spaces surrounded
by thickened muscular walls of varying sizes. A varied
mix of collagen fibers and smooth muscle fibers can be
observed within these vascular spaces, with smooth muscle
fibers exhibiting characteristic eosinophilic cytoplasm and
cigar-shaped nuclei. The smooth muscle origin of the tumor
is confirmed immunohistochemically with antibodies to
smooth muscle actin [4,5]. In this study we will present a
case of angioleiomyoma of the cheek with histopathological
and immunohistochemical analysis.

CASE REPORT

A 62 years-old, man, Caucasian, presented an
asymptomatic growing mass involving the left cheek with
signs of progression for several years (Fig. 1). Physical
examination revealed an increased volume in the left cheek,
without signs of inflammation. A well-defined, mobile,
non-tender mass measuring approximately 2 x2cm was
palpated. Intraoral examination showed the buccal mucosa
with normal color and intact overlying tissue. External
digital pressure moved the lesion toward the oral cavity.
The lesion was surgically excised and removed completely

(Fig. 2a and 2b), than submitted for macroscopic (Fig. 2b)
and microscopic evaluation. The specimen was processed
and histopathological examination revealed a neoplasm
lesion well circumscribed characterized by an abnormal
proliferation of mesenchymal spindle-shaped cells with
eosinophilic cytoplasm and tapered nuclei. Several
vascular formations, with thick- and thin-walled vessels,
were observed (Fig. 3a and 3b). The stroma showed a
fibrous connective tissue with inflammatory cells and focal
hemorrhagic areas. The diagnosis based on haematoxylin
and eosin staining was angioleiomyoma. To distinguish
the muscle and fibrous component a Masson trichrome
staining was performed. It revealed smooth muscle tumor
cells stained by red surrounded by blue labeling of fibrous
tissue (Fig. 3¢ and 3d). A panel including the following
immunohistochemical markers was done with the aim to
illustrate the case and HHF35 (also is known as muscle
specific actin), S-100 protein, AE1-AE3, desmin, CD31,
and Ki-67 were investigated. Tumor cells were strongly
immunopositive for HHF35 (Figures 3¢ and 3f) and CD31,
just the endothelial lining cells. Low score of Ki-75 was
observed. On the other hand, these cells were negative to
S-100 protein, AE1-AE3, desmin.

No recurrence was observed after 3-year follow-up
(Fig. 4).

Figure 1. Patient with a growing mass involving
the left cheek.

Figure 2. Angioleiomyoma. (a) and (b) The clinical aspect of surgical procedure. (c) Macroscopic view of surgical specimen.
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Figure 3. Angioleiomyoma. (a) Histopathological examination reveals a numerous vessels interlacing smooth muscle and collagen fibers
(haematoxylin & eosin, original magnification, x40). (b) Higher power histopathological examination shows a vascular space surrounded by a
thick muscular wall (asterisk) (haematoxylin & eosin, original magnification, x100). (¢, d) The angioleiomyoma demonstrates a spindle-shaped
cells (red stain, asterisk) proliferation around the blood vessels and a collagen stroma (blue stain). (Masson trichrome, original magnification,
¢ x40 and d x100). (e, f) The muscle cells (asterisk) exhibit a strongly immunopositivity for HHF35. (Streptavidin-biotin immunoperoxidase stain,
original magnification x40 and f x100).




Aspects of angioleiomyoma | Matheus et al.

N

Figure 4. Extra oral (a) and intra oral (b) view showing no recurrence after 3-year follow-up period.

DISCUSSION

Upon oral examination and review of the pertinent
medical and social history, a number of pathological processes
should be considered. Taking into account the length of
time the lesion remained unchanged and the nonulcerated
nature of the lesion — a slow-growing, solitary, deep-seated,
encapsulated nodule — a benign process was considered most
likely. The differential diagnosis should include salivary
gland neoplasms (e.g., pleomorphic adenoma), mesenchymal
neoplasms (e.g., lipoma, schwannoma or neurofibroma) [6].

Salivary gland neoplasms were our main differential
diagnosis. Pleomorphic adenoma was considered the most
likely possibility, although malignant salivary tumors such as
the Mucoepidermoid carcinoma can also be considered, but
most unlikely since the bounds of the lesion were surgically
visible. Pleomorphic adenoma is the most common minor
salivary gland tumor, occurring most often in women in
their third to fourth decade. Pleomorphic adenomas typically
appear as symptom-free, smooth-surfaced, compressible soft
tissue nodular lesions that rarely show a bluish ulceration
resulting from trauma [7].

Mesenchymal neoplasms should also be considered,
including lipoma, schwannoma and neurofibroma [8]. These
lesions would appear as asymptomatic nodular lesions, often
with normal tissue coloration. Malignant mesenchymal
neoplasms can be reasonably excluded due to the long-
standing stable nature of the lesion. In superficial lipomas a
yellow color at the surface can be seen, however in profound
lesions it is impossible to clinically distinguish from other
lesions, and the buccal mucosa is one of the most common sites
of lipoma. Schwannomas occur predominantly in children
and young adults and tend to present as slowly enlarging
nodules that may be associated with pain. Similar to the
lesions previously reported here, schwannomas are typically
nonulcerated unless secondarily traumatized. Neurofibroma
is the most common peripheral nerve sheath neoplasm.

Local surgical excision of the tumor with an adequate
margin of normal tissue is the treatment of choice. Although

angioleiomyomas derive from vascular smooth muscle cells,
excessive bleeding is rarely seen. Moreover, recurrences of
oral lesions are notably rare [9].

CONCLUSION

This case demonstrates to the clinician that lesions
located in the buccal mucosa may translate into unexpected
outcomes in the final diagnosis, but a correct clinical
management can lead to successful treatment.
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