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Abstract

Background: Angioleiomyoma is an uncommon, benign tumour originating from vascular smooth muscle. Occurrence in the
nasal cavity, especially the nasal septum, is rare with only 16 cases of nasal septal angioleiomyoma reported thus far. We present a
new case of nasal septal angioleiomyoma.

Case presentation: 52-year-old female presented with a three-week history of persistent epistaxis and nasal obstruction. Physical
examination revealed a right sided nasal mass originating from the septum. The tumour was endoscopically excised and sent for
pathological evaluation which revealed the diagnosis of angioleiomyoma. The patient was followed for six months postoperati-

vely and showed no evidence of lesion recurrence.

Conclusions: Because nasal cavity angioleiomyoma recurrence has been reported due to incomplete tumour resection, wide

marginal excision is necessary for successful treatment. There have been no cases of malignant transformation of nasal angiolei-

omyomas; however, malignant transformation at other sites has been reported. For these reasons, it is important to adequately

biopsy and remove angioleiomyoma lesions.
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Introduction

Angioleiomyoma is an uncommon, benign smooth muscle
growth that originates from the tunica media of vessels. An-
gioleiomyomas are seldom found in the nasal cavity with the
first case being reported by Maesaka in 1966 . Since then, 68
additional cases have been reported worldwide. Of these cases,
only 16 occurred on the nasal septum making this location ex-
ceedingly rare @. We present a new case of nasal septal angiolei-
omyoma, discuss the clinical and pathologic findings and review
management. We additionally evaluate the role of sex hormones
in the genesis of nasal angioleiomyoma.

This case study is aimed at bringing awareness to a rare vascular
nasal neoplasm that causes common otolaryngology com-

plaints such as epistaxis and nasal obstruction. It's consideration
in the differential diagnosis is important for providing adequate
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patient treatment and preventing lesion recurrence.

Case report

A 52-year-old female presented to the clinic for evaluation of

a three-week history of persistent epistaxis requiring anterior
nasal packing in the emergency department. Her symptoms
began after using allergy medications Fluticasone and Lorata-
dine. Additional medical history included nasal obstruction and
recurrent sinusitis.

Physical examination revealed a lesion in the right nasal cavity.
Computed tomography (CT) showed a right mid nasal septal
mass and nasal obstruction secondary to bilaterally enlarged
inferior and middle turbinates (Figure 1and 2). Further cuts of
the imaging demonstrated significant left septal deviation with
narrowing and obstruction of the maxillary sinuses. Due to these
issues, surgical intervention was recommended.
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Figure 1. Non-contrast coronal computed tomography (CT) image show-

ing a right nasal septal mass (depicted by the red arrow).

The patient was scheduled for endoscopic sinus surgery and
septoplasty with resection of the nasal mass under general
anesthesia. Intraoperatively, the lesion was found to be an ir-
regularly shaped, sessile mass originating from the right nasal
septum and extending to the superior edge of the inferior
turbinate. The base of the mass was pink and fleshy while the
part contacting the inferior turbinate appeared glossy and ery-
thematous (Figure 3). Excisional biopsy of the tumour with wide
margins was performed before proceeding with the rest of the
procedure. The specimen was sent for pathologic examination.

On pathology report, the gross specimen measured 0.4 x 0.4 x
0.2 cm. Multiple sections were stained with hematoxylin and
eosin (H&E), and periodic acid-Schiff (PAS) staining was negative
for fungi (Figure 4). Immunostaining for alpha smooth muscle
actin (a-SMA) was positive and supported the diagnosis of
angioleiomyoma (Figure 5).

The patient’s postoperative course was complicated with only
mild nasal bleeding. Monthly follow-ups for six months showed
no evidence of nasal mass recurrence.

Discussion

Angioleiomyoma is a benign tumour originating from vascular
smooth muscle and is typically found in the uterus (95%), skin
(3%) and gastrointestinal tract (1%). Nasal cavity angioleiomyo-
mas make up only 0.5% of reported cases ®. Manifestation in
the nasal cavity is rare, most likely secondary to the scarcity of
smooth muscle fibers in this location. Smooth muscle in the
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Figure 2. Non-contrast axial computed tomography (CT) image showing

aright nasal septal mass (depicted by the red arrow).

sinonasal tract can be found in the form of blood vessel tunica
media, piloerector muscle located in the anterior vestibule and
turbinate contractile tissue “. In the nose, inferior turbinates
are most commonly affected followed by the nasal septum and
vestibule.

The literature shows a female predilection with a female to male
ratio of 2.7:1 ®. Middle aged women are most commonly af-
fected, and the mean age is 54.5 ?. One possible explanation for
the female predominance is the presence of progesterone and
estrogen receptors on nasal angioleiomyomas. Zhu et al. repor-
ted a study where five out of six patients with nasal angioleio-
myomas expressed progesterone and estrogen receptors in the
nuclei of the smooth muscle tumour cells on pathological exa-
mination ©. Marioni et al. also presented a case of nasal cavity
angioleiomyoma which was found to be progesterone receptor
positive 7. Our patient was not tested for these receptors. While
it is suggested that the growth of this tumour may be hormone
dependent, more large scale studies are needed to explore the
effects of progesterone and estrogen.

Nasal angioleiomyoma is a slow growing tumour that com-
monly presents with nonspecific symptoms such as epistaxis
and nasal obstruction 7). Less common presentations include
headache, facial pain and nasal discharge. Our patient presen-
ted with epistaxis and nasal obstruction, and she also reported a
history of recurrent sinusitis. Chronic sinusitis has not been des-
cribed in any other case. Computed tomography (CT) imaging

is nonspecific and not sufficient to diagnose angioleiomyoma;
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Figure 4. Hematoxylin and eosin staining (x200) showing smooth muscle

cell proliferation with thickened blood vessel walls.

Figure 3. Endoscopic photograph of the right nasal cavity showing a 0.4

x 0.4 x 0.2 cm angioleiomyoma originating from the septum and extend-

ing to the superior edge of the inferior turbinate.

however, it can be helpful in visualizing the extent of tumour
growth to better plan appropriate treatment ©.

Due to nonspecific clinical and imaging evaluation, the provider
needs to form a broad differential diagnosis including haeman-
gioma, hemangiopericytoma, angiofibroma, leiomyoblastoma,
angiosarcoma and leiomyosarcoma &9, Histopathological
examination is necessary to establish the definitive diagnosis

of angioleiomyoma. Characteristic histopathological features

include well differentiated smooth muscle cell bundles surroun- Figure 5. Histopathologic image showing positive immunostaining for
ding blood vessel lumina with elongated cigar shaped nuclei. alpha smooth muscle actin.

Cellular pleomorphism and mitotic figures are absent. Additio-

nally, angioleiomyomas strongly express alpha smooth muscle

actin, h-caldesmon and muscle-specific actin by immunohis- has been reported secondary to incomplete primary excision
tochemistry staining . Histologic examination of our patient’s in three separate cases *'"'%, While there is no evidence of ma-
septal tumour demonstrates proliferation of smooth muscle lignant transformation of angioleiomyoma in the nasal cavity, it
cells surrounding blood vessels with positive straining for alpha has been reported in other locations such as the hands 23, For
smooth muscle actin (Figure 4 and 5). No cellular atypia, cellular these reasons, it is important to appropriately biopsy and excise
pleomorphism or mitotic figures were seen. nasal lesions suspicious for angioleiomyoma.
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