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Abstract

Vascular abnormalities are characterized
by increasing number of vessels. Salivary
gland tumors are uncommon and their
overall incidence is about 3 per 100000 per
year. Salivary gland hemangioma makes
up 1 % of all salivary gland tumors.
Trismus resulting from parotid
hemangioma is so rare. The patient was a
6-month-old boy with a huge lesion in his
right parotid who referred to Shahid
sadoughi hospital of Yazd, Iran. The lesion
appeared at 4 months of age and had rapid
growth and was suspected as hemangioma
after clinical examination and patient had
trismus. The lesion was excised without

any complications. Five months after
surgery, area of the Ilesion appeared
normal. Parotid hemangioma has low
potential to turn into malignant form but
early detection and biopsy are necessary
for decreasing complications. Removal of
the mass was the best treatment for the
patients with large or complicated
hemangioma; however, it should be
performed with caution because the tissues
may bleed profusely. Patients may have
long term survival after surgery.
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Introduction

Hemangioam is a kind of endothelial
malformation and can cause significant
morbidity and mortality in children and
adults. The term hemangioma is applied to
describe a benign vascular (with growth
phase) and self-limited tumor. A
hemangioma can occur anywhere on the
body. Mechanisms of controlling the
growth of hemangiomas are not clearly
understood. Infantile hemangiomas are
characterized by proliferation of vessels
within the first year of life. Parotid
hemangioma is a benign rare lesion (1) and
is more common in females (2).

In most cases, the cause of hemangioma is
unknown but low birth weight probably is
the major risk factor and most of
hemangiomas are asymptomatic (3).The
duration of the growth phase can be
variable, but most hemangiomas reach

their maximal size within the first 9
months of life(4)

Treatment of a hemangioma isn't usually
needed but the care of children with
hemangioma is the most important part of
the treatment .In this report, a case of
parotid hemangioma was described and as
far as we know it is the first case reported
in Iran and a rare case in the world.

Case report

A 6 month old male infant presented with
a right-sided hemihypertrophy of the face
in the preauricular region. He was referred
to Shahid Sadoughi Hospital of Yazd, Iran,
for evaluation and treatment of the
swelling that it was appeared initially as a
bright red swelling with rapid growth. The
lesion began at 4 months of age with rapid
growth. The size of tumor was 7x7x3.5.1t
was a mobile, soft, and bright red swelling
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in the region of parotid gland.

Swelling's size with changing the position
of the head did not change. No evidence of
facial weakness or cervical
lymphadenopathy was presented, however
he had some degree of trismus. The patient
was taken no medications for this
condition before his treatment. When the
mass failed to respond to a 3-week course
of steroid treatment (and trismus
continued), the patient underwent surgical
resection of the parotid mass. The vascular
lesion was excised and submitted for
histopathological examination. Histologic
examination of hematoxylin and eosin
stained slides showed dilation,
proliferation of vessels and A large
number of thin-walled capillary vascular
spaces containing red blood cells. The
residual salivary gland within tumor was
also seen in Fig.l. After clinical and
physical examinations and pathological
evaluation in the pathology department,
the case was diagnosed as the capillary
hemangioma. The lesion was excised
without any complications. 18 months
after surgery, the area of the lesion
appeared normal, the area had healed and
no complication was observed 6 months
after surgery.

Discussion

Hemangiomas are vascular abnormalities
and characterized by increasing number of
vessels. The salivary glands are
responsible for making saliva and enzymes
and releasing them into the mouth.
Hemangiomas are classified as major
(parotid, submandibular, and sublingual)
and minor. The salivary gland tumors are
uncommon and allocated 2-4% of head
and neck neoplasms to themselves. Most
(70%) salivary gland tumors are in the
parotid gland(5). Most of tumors of the
parotid gland are benign. They are more
common among white females than white
males(2). Infantile hemangioma typically
grows fast and turn into red or bruise like
mass and may become very large, causing
severe facial deformity(4). To our
knowledge, the occurrence of trismus
following parotid hemangioma is so rare.

Trismus or lockjaw is tonic contraction of
the muscles of mastication. In this case,
the growth was prominent and he had
moderate difficulties of sucking. Although,
the mangioma is the most common soft
tissue tumor of infancy but it is relatively
rare in the parotid gland. Salivary gland
hemangioma makes up 1 % of all salivary
gland tumors (6-8).

Common differential diagnosis
hemihypertrophy of the face are
hemangioma, malignant neoplasm, and
abscess (9). If biopsy specimen is small
the pathologist should be aware of the
possibility of a primary salivary gland
angiosarcoma to prevent a misdiagnosis
(10). Hemangioma usually diagnosed as a
bruis; nevertheless, It's diagnose is
possible with further growth. Physical
examination is usually diagnostic in
typical cases. Imaging modalities such as
sonography and MRI can help physicians
in diagnosing hemangioma. Hemangiomas
are usually hypoechoic at ultrasonography
and display abnormal flow at doppler
ultrasonography. A color  Doppler
sonogram usually shows a hypervascular
mass (tortuous arterial and venous). MRI
also is a good choice (information on the
size and deep extent of the tumor)(11). In
this case doppler ultrasonography was
performed for diagnosing this disease.

In some cases, hemangiomas can be
potentially  life-threatening.  Available
treatments such as corticosteroids have
variable responses and side effects (12).
Treating hemangiomas is a challenge
because of the lesion's expansion and
resistance to treatment. The parotid
requires special consideration due to its
susceptibility to consequent bleeding,
facsial paralysis, and cosmetic issues in
most cases.

Hemangiomas can be deep, superficial or
segmental (segmental hemangiomas have
more  complications than localized
hemangiomas). Therefore various
treatment modalities have been attempted
and consequently, surgical resection is
chosen as a safe procedure with lower
relapse. Surgical excision during the
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proliferative phase should be avoided due
to risk of major blood loss and injury to
the facial nerve. Recently, bleomycin and
oral propranolol have been introduced but
no effective medical treatment has been
reported for children with large and
forming hemangiomas of the parotid gland
(1, 13).

In  addition, propranolol  and
corticosteroids are safe drugs that can be
used (especially in capillary hemangioma).
Furthermore, in some cases resistance to
propranolol in at least 9% of thepatients is
seen. Despite the efficacy of propranolol,
patients must be monitored in life-
threatening hemangiomas like airway
hemanigiomas(12). As for other infantile
hemangiomas, propranolol proved to be an
effective, safe, and  well-tolerated
treatment for parotid hemangioma (14,
15). Corticostroid was selected as the first
choice of therapy because it was the most
effective and available medicine for
treating hemangioma in hemangiomas.
Propranolol was not chosen as treatment in
this study because of large size and rapid
growth of the tumor as well as presence of
trismus and feeding problems.

In this case, the lesion wasn’t a segmental
hemangioma. Since the first choice was
medical treatment but it didn't work. So, it
was performed surgical resection.
Conclusion

This article demonstrated that
hemangiomas in the parotid gland may be
more  resistant to  therapy  with
corticosteroids so the surgical procedure
can be a safe treatment. Despite different
recommended modalities in managing
parotid hemangiomas, in cases of huge
malformations, removal of the mass is the
best treatment for the patients and should
be performed with caution because the
tissues may bleed profusely. Therefore,
patients may have long term survival after
surgery.
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Figure 1. Photomicrograph showing a lobular proliferation of endothelial cells forming small

lumens within salivary gland (H&E).
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