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ABSTRACT

Introduction: Laryngeal angioleiomyoma is arare
benign tumor of larynx with vascular origin. We
report a case of laryngeal angioleiomyoma in a
52-year-old female. Case Presentation: A 52-
year-old Caucasian female was referred to our
institute with a chief compliant of severe mid-
night snoring. Her symptoms were progressive
and began from two years ago. There was no
history of hoarseness and laryngeal pain. The
patient underwent a laryngoscopic examination
and a large mass was seen on the left aryepi-
glotic fold. Surface of lesion was smooth and
covered by laryngeal mucosa with no ulcer.
There was a rapid enhancing mass on left arye-
piglotic fold with bulging into the left piriformis
sinus in contrast-enhanced computed tomogra-
phy. The tumor was complicated by profuse
bleeding after biopsy which was not controlled
by conventional approaches. The patient was
then administered a general anesthesia and the
tumor was completely removed via laryngosur-
gery accompanied by left superior thyroid artery
ligation. The specimen was histopathologically
compatible with laryngeal angioleiomyoma. Con-
clusion: Angioleiomyoma of larynx is of benign
nature and rarely recurs. However, it can be
complicated by profuse bleeding on biopsy and
contrast-medium imaging should be considered
before surgical intervention to diagnose the tu-
mor properly and prevent life-threatening com-
plications.
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1. INTRODUCTION

Angioleiomyoma (vascular leiomyoma) is a benign tu-
mor of vascular smooth muscle and occurs frequently in
the lower limbs. It is rarely seen in larynx and its recur-
rence after excision is uncommon. This tumor is pre-
sented by hoarseness or pain and the therapy of choice is
complete surgical excision. We report a very rare case of
angioleiomyoma in 52-year-old Caucasian female with
progressive symptom of midnight snoring.

2. CASE PRESENTATION

A 52-year-old female complaining about severe mid-
night snoring, which was bothering her spouse and made
him to wake up, was referred to our institute in August,
2010. The patient had also a history of midnight sudden
awake and dyspnea. Symptoms were progressive and be-
gan from two years ago. She had no history of hoarse-
ness, laryngeal pain, and prior diseases of larynx. Her
family and medical histories were unremarkable.

Laryngoscopic findings revealed a large (30 x 24 x 20
mm) well-defined pink tumor with smooth surface origi-
nated from the left aryepiglotic fold and covered by nor-
mal laryngeal mucosa and no ulceration (Figure 1).

Computed tomography (CT) of larynx demonstrated a
soft tissue mass on the left aryepiglotic fold with bulging
into the left piriformis sinus (Figure 2), which was se-
verely enhanced in arterial phase of contrast-enhanced
CT (Figure 3). In curved multiplanar reconstruction
(MPR) images, a small branch of left external carotid
artery (ECA) perfused the mass and, therefore, a selec-
tive angiography of left ECA was also performed.

The patient visited another hospital and an ear-nose-
throat (ENT) surgeon performed a biopsy which was
complicated by profuse bleeding of tumor and conven-
tional approaches were not useful in hemorrhage control.
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Figure 1. Laryngoscopic view showing a large well-defined
mass without any surface ulceration or discoloration, locating
on the left aryepiglotic fold. Note the normal laryngeal mucosa.

Figure 2. Axial non-enhanced computed tomography of larynx.
It shows a large mass of left aryepiglotic fold at the thyroid
cartilage level which compromised the laryngeal airway and
bulged into the same side piriformis sinus.

Hence, she was administered a general anesthesia and the
left superior thyroid artery of external carotid artery was
ligated, followed by complete excision of the tumor. Mi-
croscopic study showed different size vascular channels
surrounded by bundles of smooth muscle cells consistent
with angioleiomyoma (Figure 4) and verified positively
by immunohistochemical staining for smooth muscle actin
(sm-Actin) and endothelial cell antigen CD31 (Figure
5).

She was also investigated for other probable sites of
involvement and both physical examination of whole body
and sonography of thyroid gland and uterine were nor-
mal. Furthermore, laboratory tests showed normal level

of parathyroid hormone (PTH: 77.3 pg/mL, normal range:

7 - 82 pg/mL).
Her symptoms improved after surgery and no recur-
rence was occurred after one year of follow-up.
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Figure 3. Contrast-enhanced computed tomography of larynx.
Axial view demonstrates a large homogenous enhanced lesion
in arterial phase (a). Oblique-sagittal reformat of the contrast-
enhanced CT confirms vascular supplement of the lesion (b).

Figure 4. Microscopic view of the laryngeal tumor. It consists
of variable size vascular channels that are surrounded by bun-
dles of smooth muscle cells (Hematoxylin-eosin stain, origi-
nal magnification x250). Note the neoplastic smooth muscle
cells clearly related to vascular walls.
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(b)

Figure 5. Immunohistochemical staining for smooth
muscle actin. It reveals intimate relationship of neoplastic
smooth muscle fibers with vessel walls (original magni-
fication x400 (a)). Immunostaining for CD31 highlights
endothelial lining of the vascular channels (original mag-
nification x250 (b)).

3. DISCUSSION

Angioleiomyomas are benign proliferation of vascular
smooth muscles [1] and most often are single and small,
but may be seen as a giant multiple spherical tumors [2].
These tumors most commonly involve extremities [3],
and do not arise as frequently in the head and neck re-
gion [4]. Malignant transformation of these tumors is
very rare and it is not reported in laryngeal tumors.

The most common presentation of these tumors in the
larynx is hoarseness or dyspnea [5], however, our case
was presented with a new symptom-midnight snoring. In
addition, most of the angioleiomyoma cases are middle-
aged and elderly men [1,3], but our case was a female.

The origin and pathogenesis of tumor is still uncertain
[3,6]. Although regression or atrophy of benign smooth
muscle tumors of uterus following the menopause sug-
gests estrogens role in such tumors, it has etiologically
little influence on leiomyomas of other organs [7].
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Histopathologically, these tumors are classified into
three types: solid or capillary, venous, and cavernous [8].
Smooth muscle bundles are closely compacted in solid
tumors and intersect with each other. Vascular channels
are usually multiple and small-sized. In venous type tu-
mors, smooth muscle bundles are not closely compacted
and have venous type vascular channels with thick mus-
cular walls. Dilated vascular channels are seen in cav-
ernous type of these tumors and it is difficult to distin-
guish muscular walls of these vessels from intervening
smooth muscle bundles. Venous type is mainly seen in
the head and neck [4]. These tumors can frequently be
observed in supraglottic, glottic, and subglottic regions,
respectively [3]. Our case was also venous type of angi-
oleiomyoma occurred in supraglotic region of larynx.

Recurrences have been reported after excision in some
literatures [1,8,9]. Therefore, it has been recommended
to monitor patients for recurrence after surgery [3]. We
followed the patient for one year and recurrence was not
occurred.

It is recommended to avoid biopsy if these tumors are
suspected, and CT angiography or MRI should be per-
formed prior to operation [3]. Imaging findings are not
the same in different patients. CT features consist of ho-
mogenous soft tissue mass with homogenous contrast en-
hancement. Regarding MRI, these tumors are most com-
monly isointense on T1-wighted images, heterogenous
high signal intense on T2-weighted images, and have a
homogenous strong enhancement [10].

Bleeding is a reported complication of these tumors
prior or during surgery [11]. The uses of CO, laser [1] or
cryotherapy [5] were reported in initial control of profuse
bleeding. These modalities were not available in our in-
stitute, and we did surgical incision of larynx and liga-
tion of external carotid artery to control bleeding.

Surgical excision is the treatment of choice and most
of the patients need urgent tracheotomy owing to large
size of tumor [1]. Direct laryngoscopic or open surgical
resection of tumor is determined by tumor size, amount
of blood loss, and patient’s comorbidities [9]. Direct
laryngoscopic resection using laser techniques is now
preferred due to its advancement and rapid recovery after
resection [12].

4. CONCLUSION

Although angioleiomyoma is a benign tumor, it can be
complicated by profuse bleeding. Thus, this tumor should
be ruled out in conditions that are compatible with vas-
cular tumors and contrast-enhanced imaging such as com-
puted tomography should be performed before laryngo-
scopic or surgical interventions to prevent serious com-
plications.
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