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SUMMARY - A case is presented of upper lip angiomyoma in a 36-year-old man. The tumor was
painless, palpable and clinically visible. The operation was performed under local anesthesia in the
Outpatient Department. There were no complications during the postoperative course. Current
literature on the subject is listed in the introduction, followed by presentation of the case and histo-
logic characteristics of the tumor. This case is described as one of the differential diagnostic possibili-

ties in the diagnosis of soft tissue tumors of the lip. Also, through review of the literature, different

clinical appearances of angiomyoma, histologic variations and immunohistochemical characteristics

are discussed that can help identify this tumor.
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Introduction

Angiomyomas are benign tumors of the smooth
muscles classified as a subtype of leiomyomas. They are
infrequent in the oral cavity. Blanc reported the first
case of oral leiomyoma in 1884'. According to Barnes,
leiomyomas are classified into four subtypes: leiomyo-
ma (simple, conventional or common), angiomyoma
(angioleiomyoma, vascular leiomyoma), epithelioid
leiomyoma (bizarre leiomyoma, leiomyoblastoma) and
mesectodermal leiomyoma. Barnes investigated 257
leiomyomas of the head and neck, 27% of which were
angioleiomyomas, 1.2% epithelioid, 0.8% mesectoder-
mal, and 71% were the most frequent simple or com-
mon leiomyomas. Out of 69 angiomyomas of the head
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and neck, 31 were reported to be in the area of the oral
cavity, 13 affecting the lips, 8 the soft palate, 5 the
tongue, 3 buccal mucosa, 1 gingiva and 1 the uvula.
The others were located in the skin of the head and
neck and in the area of the nasal cavity, larynx, etc?.
Regarding the distribution of leiomyomas in all areas
of the body, Farman reports that 95% of leiomyomas
were situated in the female genital tract, 3% in the
skin, and 1% in the gastrointestinal tract and other
parts of the body®. Tumors occur in middle and older
age, and although they are somewhat more frequent in
women, gender prevalence cannot be confirmed on the
basis of the few series of leiomyomas of the head and
neck in the literature. Current literature describes
small series or individual cases in the area of oral cav-
ity and jaws*, some of which were small and the others
were of such a size that an extra oral approach under
general anesthesia was indicated’. We report a rare
case of angiomyoma of the upper lip surgically treated
under local anesthesia.
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Fig. 2. Tumorous alteration after excision.

Case Report

A 36-year-old man was referred to the Division of
Oral Surgery, Department of Maxillofacial and Oral
Surgery because of painless swelling in the upper lip,
observed for two years and gradually increasing in size
(Fig. 1). A sharply circumscribed oval mass, 5x3 mm in
size, was clinically visible, painless and moveable under
the mucous membrane of the lip. The patient denied
trauma in the facial area. Upon obtaining consent, ex-
cisional biopsy was performed under local anesthesia.
The surgical specimen was a smooth, grayish-brown,
oval nodule, measuring 5 mm in diameter (Fig. 2). Fol-
low up examination 7 days after excision showed nor-
mal healing of the wound.
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Fig. 3. The tumor composed of a numerous thick-walled

vessels with slit-like and dilated lumina (HE X40).

Fig. 4. Immunobistochemically positive CD 34
endothelial cells (streptavidin biotinylated

immunoperoxidase, X40).
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Fig. 5. Immunobistochemically positive smooth muscle
actin in the vessel walls (streptavidin biotinylated
immunoperoxidase, X40).

i =

L SEREES e

Acta Clin Croat, Vol. 58, No. 1, 2019



B. Peri¢ et al.

Angiomyoma of the upper lip

Histopathologic analysis revealed a tumor com-
posed of numerous thick-walled vessels with partially
patent, and partially collapsed lumina (Fig. 3), layered
by intact endothelial cells, expressing CD 34 immuno-
histologic positivity (Fig. 4). The vessel walls consisted
of smooth muscle fibers arranged circumferentially in
the inner, and swirled in the outer layers, confirmed by
immunobhistologic expression of smooth-muscle actin
(Fig. 5). The diagnosis was angiomyoma.

Discussion

The case presented was located in the upper lip.
Histologically, angiomyomas are classified in three
types, solid, cavernous and venous®, depending on the
appearance of the blood vessels, which may be slit-like,
dilated, with smaller smooth muscle components, or
more vein-like than artery-like. In the case presented,
the thick-walled vessels with small lumina were remi-
niscent of arteries, but they lacked elastic lamina, and
the cavernous-type vessels were reminiscent of veins.
Therefore, the histologic pattern of the tumor did not
fit any of the above-mentioned types of angiomyomas.
The histologic pattern of angiomyoma does not pre-
dict biological behavior of the lesion, and this classifi-
cation is rather of academic interest.

Differential diagnosis includes keloid scar, muco-
cele, salivary gland tumor (most likely canalicular ad-
enoma of a small salivary gland within the lip), lipoma,
neurilemmoma and neurofibroma (clinically reminis-
cent of angiomyoma, but immunohistochemically dif-
ferent), and possibly granular cell tumor.

Sauerborn e a/. and Vormittag ez a/. showed that
metastases of malignant tumor should also be consid-
ered on differential diagnosis”®.

Recurrence and malignant alterations of angiomy-
omas are extremely rare. The final outcome is related to
the size of angiomyoma, smaller than 5 cm, sparse mi-
totic activity in the histopathologic sample, abundant
cytoplasm, prominent reticulin fibers, and lack of inva-
sion’. No element to suggest alteration of the tumor
was found in the case presented. There are cases that
grow exophytically and resemble fibro-epithelial pol-
yps. Koca ez al. have described a very rare localization
of the tumor in the retromolar region of the mandible.
The tumor clinically resembled an epulis and caused
bone resorption. Furthermore, due to pressure of the
mass, third molar changed its localization and angula-
tion’. Hung ez a/. also describe similar localization in
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the lingual gingiva of the mandible’. A bizarre case of
angioleiomyoma in the inferior nasal turbinate, which
caused epistaxis and nasal obstruction for several years,
has been described by He e a/.'. Among unusual lo-
calizations was a case of angioleiomyoma in the hard
palate’ and in the cheek®. Cases have been reported
in which leiomyomas caused a painful sensation'.
Morimoto has divided angiomyomas into two groups
according to painful symptoms; the first group are ex-
tremity tumors which are usually solid and painful,
and the second group are head tumors, mainly of the
venous type and thus painless’. Hachisuga ez a/. report
pain as a frequent symptom of angioleiomyoma. In a
sample of 562 patients, the tumors caused pain and
tenderness in 327 (58%) cases, 262 of which were solid
tumors and appeared on extremities. Tumors in the
head region usually were not painful®. Ramesh ez a/.
believe that pain occurs due to the contraction of
smooth muscles, which induces ischemia, or because
of ischemia in the area of the tumor induced by throm-
bosis. Another explanation of pain is the accumulation
of blood in the tumor during effort which strains the
capsule and the nerve endings within it. However, pain
disappears at rest'®. Because several other oral tumors
have clinical appearance like angiomyoma, definitive
diagnosis should be histologically determined. Leio-
myosarcoma should be taken into account when histo-
logic features show nuclear pleomorphism and atypia,
necrosis and mitotic activity greater than 2 mitoses per
10 high power fields". It is difficult to diagnose leio-
myoma only through examination on hematoxylin and
eosin tissue section. To confirm the diagnosis and to
rule out other soft tissue neoplasms, particularly spin-
dle cell tumors, we need immunohistochemical analy-
sis. Leiomyomas show positive reactivity against des-
min, alpha smooth muscle actin and vimentin*. CD34
antigen is a protein that is expressed by vascular endo-
thelium, endothelium progenitor cells and mesenchy-
mal stem cells'®. Capillaries show strongest expression,
followed by other types of blood vessels'’. Nakayama ez
al. suggest that deficiency in positive CD34 stromal
cell protein expression, which has been reported in dif-
terent cases***?!, can be related to pathologic condition
or tumor structure®.

The case presented is an interesting and unusual
localization of angiomyoma which may cause differen-
tial diagnostic difficulties. As an inappropriate surgical
excision may cause bleeding, clinicians should be aware
of and take into account the possible occurrence of this
rare tumor.
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ANGIOM GORN]JE USNE - PRIKAZ SLUCAJA 1 PREGLED LITERATURE

B. Peric, B. Vidakovic, N. Grgic, S. Manojlovici H. Cavka

Autori prikazuju slu¢aj angiomioma gornje usne kod musgkarca u dobi od 36 godina. Tumor je bio bezbolan, palpabilan i
klinicki vidljiv. Operacija je u¢injena ambulantno u lokalnoj anesteziji. Poslijeoperacijski tijek je bio uredan. Postojeca litera-
tura o temi je prikazana u uvodu te je potom popracena prikazom slucaja kao i histoloskim karakteristikama prikazanog
tumora. Ovaj se slu¢aj opisuje kao jedna od diferencijalno dijagnostickih moguénosti kod mekotkivnih tumora usne. Takoder,
kroz pregled literature pokazuju se razli¢ite klinicke i histoloske varijacije tumora kako bi se §to lakse dijagnosticirao.
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