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CASE REPORT

A 50-year-old female was referred to the Oral Medicine Clinic at
the University of the Western Cape, Oral Health Centre, Tygerberg
campus, by her general practitioner. She presented with a three
year history of a painless swelling on the inner aspect of her lower
lip. The patient recalled episodes of trauma to her lower lip from
a protruding upper incisor tooth. The patient had diabetes and
hypertension, which were both well controlled with medications.

Intra-oral examination revealed a 2 x 1cm non-tender, firm, dome
shaped bluish swelling on the lower labial mucosa, which did not
blanch on palpation (Figure 1).

Figure 1: Lesion on the labial mucosa
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MD: moderately differentiated

OSSC: Oral squamous cell carcinoma
PD: poorly differentiated
WD: well differentiated
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A clinical diagnosis of mucocele was suspected, however, since
mucoceles are seldom encountered in middle-aged patients,
the differential diagnosis also included vascular (hemangioma
and lymphangioma) and fluid-filled mucocele-like salivary gland
tumours, such as mucoepidermoid carcinoma. An excisional
biopsy was performed under local anaethesia, and the patient
was prescribed 0.2% chlorhexidine digluconate oral rinse and
500mg Paracetamol four times daily post-operatively.

Histological examination disclosed an angiomyoma (vascular
leiomyoma). The lesion consisted of prominent thick-walled blood
vessels with dilated and slit-like lumina (Figure 2). Mature smooth
muscle cells were arranged in bundles and whorls around blood
vessels. There were also aggregates of mature adipocytes, which
appeared to represent a form of degenerative metaplasia (Figure
3).

Figure 2. The image shows prominent thick-walled blood
vessels with dilated and slit-like lumina (H & E, x10).
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Figure 3. In thisimage, mature smooth muscle cells are arranged
in whorls around blood vessels. Note the variable vessel wall
thickness and foci of adipose metaplasia (H & E, x40).

DISCUSSION

Leiomyoma is a benign smooth muscle neoplasm composed
of cells displaying smooth muscle differentiation. In general,
leiomyomas can be classified into cutaneous and non-cutaneous
types. Cutaneous leiomyomas arise within the superficial dermis,
and originate from the arrector pili muscle and are therefore termed
pilar leiomyomas. Noncutaneous leiomyomas with a prominent
vascular component are referred to as vascular leiomyomas or
angiomyomas.® Since there is little smooth muscle in the head
and neck region (seen only in cervical oesophagus, circumvallate
papillae and ductus lingualis of the tongue), leiomyomas are rarely
reported in the head and neck region, accounting for only 0.4% of
all soft tissue neoplasms and 0.06% of all leiomyomas.* ®

Angiomyoma is the most common variant of leiomyoma found in
the oral cavity, nasal cavity and paranasal sinuses, representing
0.016% to 0.065% of all leiomyomas.®>” These tumours may arise
from the tunica media of small blood vessels.®°

Oral angiomyomas are common in male patients,’®'" with only a
few cases reported in females. The exact aetiopathogenesis is
unknown, though local infection, chronic trauma, arteriovenous
malformations and hormonal influences have been proposed as
possible factors."?

Oral angiomyomas are well circumscribed, benign tumours which
present as slow growing, dome shaped masses, commonly
affecting the lower lip, tongue, cheeks, and palate.® They are
asymptomatic and may be present for months to years.

Because oral angiomyomas are highly vascular, they appear
clinically as blue, fluid-filled lesions, closely resembling mucoceles.
However, in an adult patient one should also consider vascular
(lymphangioma, hemangioma, and pyogenic granuloma) and other
salivary gland lesions (mucoepidermoid carcinoma and myxoid
pleomorphic adenoma). The histologic differential diagnosis of an
angiomyoma is not usually problematic but may include fibroma
or schwannoma.

Imaging systems such as ultrasound and colour flow imaging
have been used to determine the nature and extent of lesions.”
Histological examination of oral angiomyomas usually confirms a
well circumscribed lesion, with vascular spaces of different sizes
and shapes. Smooth muscle cells are arranged in disorganized
bundles and whorls around the vascular spaces. In rare cases,
tumours may exhibit cellularity, nuclear pleomorphism, and
nuclear hyperchromasia coupled with any mitotic activity and
should be considered potentially malignant.'®

The treatment of choice for oral angiomyoma is conservative
surgical excision. Despite the vascular origin of these lesions,
excessive bleeding during surgical excision is very rare.* Local
recurrences occur in only 5% of leiomyomas, irrespective of the
type.' The prognosis of oral angiomyoma is excellent. Recurrence

is rare and non-destructive. Any recurrences must be considered as
possible "smooth muscle tumour of uncertain malignant potential.”
®Therefore, long-term follow-up after treatment is required.

CONCLUSION

Oral angioleiomyomas are rare, benign smooth muscle neoplasms.
As oral angiomyomas are highly vascular, they appear clinically as
blue, fluid-filled lesions, closely resembling mucoceles. However,
in an adult patient, dentists should also consider vascular
(lymphangioma, hemangioma, and pyogenic granuloma) and other
salivary gland lesions (mucoepidermoid carcinoma and myxoid
pleomorphic adenoma). The prognosis of oral angiomyoma is
excellent. Recurrence is rare, but when evident the clinician should
be encouraged to reconsider the lesion as a possible "smooth
muscle tumour of uncertain malignant potential." Therefore long-
term follow up after treatment is required.
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