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6Policĺınico Naval de San Borja

May 12, 2020

Abstract

Hemangiomas are defined as soft tissue lesions in the maxillofacial or oral region. Hemangiomas of salivary glands constitute 30%

of the non-epithelial tumors in major salivary glands. Benign tumors in salivary glands are located 85% in parotid gland and 13%

in submandibular gland. We present a case of submandibular hemangioma in an infant patient that had some complications

and a challenging diagnosis. A 3- month-old female patient presented a giant hemangioma located in the submandibular,

preauricular and right malar region with purplish color that during hospitalization had a cardiorespiratory arrest as a severe

complication of the disease.

INTRODUCTION

Hemangiomas are defined as soft tissue lesions in the maxillofacial or oral region, hemangiomas of salivary
glands constitute 30%, of the most common non-epithelial tumors, in the major salivary glands. (1) Benign
tumors represent an 85% of tumors in parotid gland, 13% in submandibular gland, 1% in sublingual gland
and 1% in minor salivary glands; this also represents distribution of hemangiomas in salivary glands (2). It is
difficult to determine the incidence for minor salivary glands due to lack of biopsies made, the diffuse anatomic
distribution of these glands and difficulties differentiating origin from affected tissue between minor salivary
gland and connective tissue that surrounds it. (3) Hemangiomas account for the majority of all salivary
tumors in children younger than 1 year with a 90% prevalence, and have typically an initial rapid growing
during the first 3 months of life followed by a second growth that can occur up to 4 and 6 months of age (4).
The submandibular area as we see is a rare location for hemangiomas, but also it has been a challenge to
diagnose hemangiomas in submandibular gland because this location is related with other pathologies that
could simulate this disease, like sialadenitis, abscess or a cyst. (5) Also a hemangioma could exist with some
benign pathology at the same time, like hemangioma with multiple phleboliths that could make it harder to
diagnose (6).

We present a case of submandibular hemangioma in pediatric patient that had some complications and its
diagnosis was challenging.

1



P
os

te
d

on
A

u
th

or
ea

12
M

ay
20

20
—

C
C

-B
Y

4.
0

—
h
tt

p
s:

//
d
oi

.o
rg

/1
0.

22
54

1/
au

.1
58

9
3
10

75
.5

17
91

18
1

—
T

h
is

a
p
re

p
ri

n
t

an
d

h
as

n
ot

b
ee

n
p

ee
r

re
v
ie

w
ed

.
D

at
a

m
ay

b
e

p
re

li
m

in
ar

y.

CASE REPORT

A 3-month-old female patient presented a red-wine colored macular lesion at birth in the right preauricular
region of 1 cm, which progressively increased volume and size.

A month before admission (January 2019), the patient was evaluated by the dermatology department,
that indicate a biopsy that evidence the presence of the hemangioma (Figure 1). A soft tissue ultrasound
showed evidence compatible with an extensive submandibular glandular hemangioma with high-flow arterial
compromise and high resistance, in addition to multiple arteriovenous shunts.

The hemangioma continued to grow, and the patient presented episodes of demanding dry cough and nasal
discharge one week before being admitted to the hospital. She received treatment with antipyretics and
antibiotics for five days. Two days before admission, the hemangioma continued to increase in volume and
size, and the patient experienced shortness of breath during sleep with deep inspiration, cough associated
with difficulty in breastfeeding and feverish sensation for which she came to the emergency department at
Belen Hospital in Trujillo, Peru.

Upon admission, the patient presented with mild respiratory distress at rest and difficulty during lactation.
They described a 15cm long by 7.5cm wide hemangioma located in the submandibular, preauricular and
right malar region (Figure 2) with purplish color, telangiectasias disseminated inside, not mobile nor painful
on palpation. In addition, the presence of another 3 cm of diameter hemangioma at the midline of the upper
third of the left hemithorax. Treatment with propranolol is started to decrease the size of the hemangioma.

A chest x-ray showed airway displacement, and the otorhinolaryngology service suggested endotracheal
intubation, verifying displacement of the trachea. The patient is transferred to the ICU and is started in
mechanical ventilation. She experienced a fever peak, so laboratory tests were requested, including blood
and urine culture. A globular package is transfused due to a drop in hemoglobin and antibiotic treatment is
started due to a pathological urine test.

During hospitalization, she presented a desaturation episode attributed to the mass effect produced by the
hemangioma. On physical examination, a decrease in vesicular murmur is evident in the right hemithorax,
expiratory wheezing, and subcrepits. Control x-ray showed evidence of a consolidation pattern in the right
hemithorax. The patient started double antibiotic coverage, atenolol instead of propranolol and corticosteroid
therapy.

On the fourth day of hospitalization, the patient presented cardiorespiratory arrest. Treatment with captopril
is started orally due to increased blood pressure. Respiratory symptoms were clinically stationary but had
progressive reduction of the hemangioma dimensions. On the ninth day, she presented a feverish peak and
got switched to a broad-spectrum antibiotic coverage with gradual suspension of corticosteroid.

During the tenth day of hospitalization, the patient was extubated, tolerating spontaneous ventilation with
mild stridor and aphonia, nebulized with adrenaline and restarting corticosteroid therapy. The patient was
transferred to another hospital where she continued with antibiotic treatment, atenolol and captopril with
favorable evolution and reduction of the hemangioma. She is discharged with oral antibiotic treatment and
indication of outpatient center control.

The patient continues with the follow up in the other hospital until today, on May 2020 she does not have
any complication or recurrence of the tumor.

DISCUSSION

Salivary glands are frequently located in the parotid gland which is why the majority of neoplastic processes
and hemangiomas are studied at that level(7,8). Hemangiomas are mesenquimalbenigns tumors and usually
presents as a unilateral hard mass (7). Within the parotid, it has been described that 5% of benign tumors
from this gland are hemangiomas which is considered to be a rare tumor type (8). Diagnosis can be chal-
lenging in this type of tumors, however it gets even difficult and rare when it presents at the sublingual area,
that usually compromise the upper airway due to late diagnosis. (9)
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Less than 20 submandibular benign tumor cases have been reported in literature, between removable and
biopsied lesions, it was found that hemangiomas represented 1.7% of the cases (11). Clinical course varies,
and the majority presents only with pain or minor symptoms (11), but can also present with recurrent upper
respiratory infections (12) or severe complications such as described in our case.

The diagnosis can be arduous in this type of benign tumors especially due to their localization (10). Previous
studies in parotid glands show the efficacy of doppler ultrasound as first diagnostic step, followed by MRI-
imaging where further details can be seen (13). In our case, ultrasound was highly beneficial to the diagnosis
of hemangioma.

Some differential diagnosis can have similar clinical presentations such as hemangioendotheliomas (14, 15),
these are benign tumors with the same origin as hemangiomas, but haschronic lesions and syndromes associ-
ated (14). The presentation of this tumor is very rare and usually grows within the submandibular triangle,
where also pleomorphic adenomas can be located (16). In our case, the submandibular hemangioma was
found in the submandibular triangle as well. Hemangiomas can grow extensively and it can generate severe
dysphagia (17), however this compromise may become worse with acute respiratory distress and cardiac
arrest due to severe respiratory failure as happened to our patient.

Treatment has changed recently, according to a 40 years cohort study, steroids and surgery have been well-
tolerated by patients with excellent response and very few adverse effects (18). Nowadays, majority of
hospitals follows a regimen based on oral propanolol which is usually well tolerated as well (19).

In our case our patient followed this last regimen and up to this date there has not been any issues so far.

As a conclusion; our patient had a hemangioma in a very rare location with few previous reports. She had
a severe complication managed in the hospital with no recurrences or complications until today.
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We got an informed consent by the infant’s parents
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9. Pérez-Macias Mart́ın, O., Peral Cagigal, B., Madrigal Rubiales, B., Blanco Sanfrutos, S., Redondo
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LEGENDS

FIGURE 1: Biopsy of the Submandibular Hemangioma showing vascular proliferations at a depth of the
surface epithelium and displaced salivary gland structures (hematoxilin-eosin). (January; 2019)

FIGURE 2: Cerebral angiography showing presence of a 15cm long by 7.5cm wide hemangioma located in
the submandibular, preauricular and the right malar region. (February; 2019)
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