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Lip Cavernous Hemangioma in a Young Child

Erica Dorigatti de AVILA
Rafael Scaf de MOLON
Nicolau CONTE NETO

Marisa Aparecida Cabrini GABRIELLI
Eduardo HOCHULI-VIEIRA

Department of Diagnosis and Surgery, Araraquara Dental School, Sdo Paulo State University, Araraquara SP, Brazil

Hemangiomas are benign tumors of infancy and childhood, characterized by a phase of fast growth with endothelial cell proliferation,
occurring in 10-12% of children at 1 year of age. It is known that hemangiomas of infancy are most commonly located on the head
and neck region (around 60% of cases) and occur more frequently in the lips, tongue, and palate. Approximately 50% of hemangiomas
have complete resolution, and 90% of them are resolved up to the age of 9. Complications occur in only 20% of the cases, the most
common problem being ulceration with or without infection. The treatment depends on lesion location, size and evolution stage, and
the patient’s age. Surgery is usually indicated when there is no response to systemic treatments, or even for esthetic reasons, being
performed as a simple excision in combination or not with plastic surgery. This paper reports a case of lip cavernous hemangioma
in a 4-year-old child, who was submitted to 3 sessions of vascular sclerosis due to the size of the lesion, before undergoing simple
excision of the hemangioma. Two years of postoperative clinical follow-up shows treatment success with no recurrence of the lesion.
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INTRODUCTION

Hemangioma is the most ordinary benign tumor of
vascular origin, occurring most frequently in newborns
and during infancy and childhood, although some cases
develop inadults (1). It affects approximately 10-12% of
children at 1 year ofage, and up to 30% of those weighing
up to 1,000 g at birth (2,3). Historically, hemangiomas
have been classified in a variety of ways. An important
descriptive classification is related to the depth of soft
tissue involvement: superficial, deep, and mixed (4).

The term cavernous hemangioma has traditionally
been applied when lesional vascular channels are
considerably enlarged. It presents some similar clinical
characteristics to capillary hemangioma, as predilection
for females and region of head and neck region, and
the greater incidence in infancy (5). The large forms
of infantile cavernous hemangiomas frequently have
accelerated growth and may cause significant functional
disturbances and existential complications (6).

Hemangiomas show anotorious higher prevalence
in females (3:1 to 7:1 predilection). The head and neck

region is more commonly affected, especially the face,
oral mucosa, lips, tongue and trunk. Size can vary from
few millimeters to several centimeters (0.25 to 200 cm?).
The skin is the organ of most frequent occurrence (7).
The lesions are clinically observed as an anemic
spot, at times erythematous, or as small cluster of deep
red papulae (8). They usually have their initiation with
a rapid growth stage, and approximately 90% of the
cases become evident at the end of the first month of
life. Then, a stagnation stage is initiated and continues
for several months. After this stage, they involute slowly
showing a regression rate of 90% up to 10 years of age.
Occasionally, hemangiomas may appear in a late form,
especially those lesions located in deeper planes (8,9).
There is yet no consensus on the physiopathology
of hemangiomas. Its appearance is attributed to genetic
and cellular factors, mainly to monocytes, which are
considered the potential ancestors of hemangioma
endothelial cells (10). Itis believed that these lesions result
from an unbalance in the angiogenesis, which causes
an uncontrolled proliferation of vascular elements (9),
associated with substances such as vascular endothelial
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growth factor (VEGF), basic fibroblast growth factor
(BFGF) and indoleamine 2,3-dioxygenase (IDO), which
are found in large amount during proliferative stages,
although reduced throughout involution stage (6,11).

Differential diagnosis between vascular and non-
vascular lesions is based on clinical findings and semiotic
maneuvers, such as diascopy or glass-slide pressure (2,9).
Imaging resources can also be useful in both diagnostic
differentiation and analysis of lesion features with regard
to its size, extension and location, as well as for follow
up of lesions treated under a systemic therapy (9).

It is estimated that 10-20% of hemangiomas
need treatment, especially those causing complications
like congestive heart failure, hypothyroidism, visual,
respiratory and auditory impairment, and deformities (7,8).

Systemic corticosteroid has been established as
the most efficient medical therapy for common cutaneous
infantile hemangiomas if started early in the proliferative
phase. A 7-month-old girl with a craniofacial cavernous
hemangioma has been successfully treated with oral
methylprednisolone (12), showing that oral steroid
treatment is an efficient medical therapy for common
cavernous infantile hemangiomas with accelerated
growth if started early in the proliferative phase.
However, the choice of therapy in hemangiomas depends
of'the anatomic location, accelerating growth, significant
functional disturbances and unaesthetic markings (6).

When there is no response to the systemic
treatment or if there is an esthetic complaint, lesion
sclerosis using certain substances is indicated: 5%
sodium morrhuate, sodium psylliate, 5% ethanolamine
oleate, 1% polydocanol, sodium tetradecyl sulfate and
hypertonic saline. Sclerotic therapy must be reserved for
children over 10 years old, at which age hemangioma
reaches its maximum stage and tends to regress (13).

Ethanolamine oleate (EO) is an unsaturated
acid salt that acts as a sclerosing agent when injected
intravenously at up to 15 days after total resolution of the
lesion (13). It causes an inflammatory response with the
same features as an endothelial fibrosis. The oleic acid
portion causes inflammation and activates coagulation
by releasing tissue factors and Hangeman factor. Fibrin
organization repression occurs due to the action of the
cthanolamine portion. This mechanism allows EO to
substitute the vascular lesion by a fibrous tissue (13).

Complications of EO intravascular injections
include kidney failure and pulmonary embolism, both
related to doses higher than 1 mL. Necrosis can occur if
the agents are applied into the superficial skin stroma (14).

Lesionrecurrence is rare. However, the possibility
of'including these lesions in the group of true neoplasias
due to evidence of invasive growth and recidivism, has
been considered. Local recurrence is expected in around
one third of the patients with cutaneous hemangioma,
but they are less frequent in oral mucosa lesions (15).

Here is reported a case of cavernous hemangioma
in the upper lip of a 4-year-old child, which was treated
by associating sclerosing agents and surgical excision
under general anesthesia.

CASE REPORT

A4-year-old Caucasian male patient was referred
to the service of Oral and Maxillofacial Surgery and
Traumatology of our School, with a volume increase
in the upper lip. The lesion was harming the patient’s
social relationships at school, disturbing his routine and
compromising his facial esthetics. His mother reported
the presence of a red spot in the region at the 6 months
of age, which had increased considerably ever since.

Clinically, the lesion was pale red, fluctuant, and
had quite elevated areas, mainly in the left side (Fig.
1). The non-pulsatile volume increase was painless and
extended over the entire upper lip, changing color under
compression (diascopy). Radiographically, there were no
alterations and the bone structure of jaws was normal.

Fine needle aspiration biopsy confirmed the
diagnosis of hemangioma. The treatment of choice was
schlerotherapy with 5% EO (Ethamolin® injection; 1
mL) associated with 5 mL of 50% glucose, followed by
simple surgical excision. The substances were injected
into the hemangioma.

As the patient was a young child and did not
cooperate with the applications under local anesthesia,
both schlerotherapy and surgery were carried out
in a hospital under general anesthesia. Paracetamol
(oral suspension; 750 mg) was prescribed and local
ice application was recommended. Three application
sessions were undertaken with a 4-month interval
between them. After the first period between sessions,
the lesion appeared hardened (Fig. 2). Four months after
the last session, the lesion was removed by a simple
excision (Fig. 3). The lesion appeared fibrotic at that
stage, with labial mucosa thickening and atrophic scars,
which facilitated the surgical procedure.

One year after treatment, the esthetic result was
remarkable (Fig. 4). No lesion recurrence was observed
after 2 years of follow up (Fig. 5).
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Figure 1. Preoperative frontal views of the patient at the age of Figure 2. Aspect of the lesion after the first period between EO
4 with a large hemangioma of the upper lip. applications.

Figure 4. Outcome 1 year after treatment, showing normal lip Figure 5. Outcome 2 years after treatment, showing no signs of
and an esthetically acceptable appearance. the hemangioma recurrence.
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DISCUSSION

Hemangiomas are considered benign tumors
of the infancy and childhood, and have a different life
cycle, being characterized by 3 stages: endothelial cell
proliferation, rapid growth, and, at last, spontaneous
involution. They present varied clinical aspects,
and can be noted as early as in the 6 month of age
as an erythematous spot, reaching great proportions
throughout the course of 4 years (8,12,16), as observed
in the present clinical case. The lesion affects females
in a higher, and the superficial type is the most frequent
one (1-3), unlike the present case.

With regard to the location and the number of
lesions, a similarity with cases reported in the literature
was observed, since approximately 80% of the patients
present a single lesion, and the head and neck region is
the most commonly affected (7).

Most infantile hemangioma growth occurs before
5 months of age and the first few weeks to months of life
are a critical time for hemangioma growth. Infants with
hemangiomas need close observation during this period,
and those who need a more specialized care should be
referred and seen as early as possible (17).

The proliferation stage is usually expressed
up to the first year of age, becoming rather evident
in this period (13). In the present case, although the
lesion had already been present at 6 months of age, the
parents sought treatment for the child only when he
was 4 because the size and location of the lesion were
causing esthetic and social impairments, as observed in
previously reported cases (2,8).

The treatment plan established for hemangiomas
must consider aspects such as size, location, length and
lesion hemodynamics, patient’s age and viability of the
technique to be used (16).

Systemic corticosteroid therapy is considered as
the most efficient for treating common cutaneous infantile
hemangiomas if initiated early in the proliferative phase.
Oral prednisone has been used to treat hemangiomas of
infancy for 30 years and remains the first-line therapy for
difficult hemangiomas. The dosage commonly used is
3-5mg/kg per day of oral prednisone between the 1stand
30th months. The main side-effects of high dose therapy
in long-term systemic corticosteroids are cushingoid
features, influence on growth, and susceptibility to
serious infections, appetite changes, behavior changes,
polyuria, thrush, and gastrointestinal discomfort (18).

In the absence of response to the systemic

treatment, surgery is indicated for small lesions and for
esthetic corrections. [t must be preceded by sclerotherapy
because endothelial cell fibrosis facilitates lesion
removal, thus avoiding hemorrhage risk (9,14), justifying
the treatment protocol used in the present clinical case.
The association of sclerotherapy and surgery are the most
used techniques for the treatment of oral hemangiomas
(13,14) .

Among the sclerosing agents available, excellent
results have been reported for sodium morrhuate, sodium
sulfate tetradecyl, polydocanol and ethanolamine oleate,
and hypertonic glucose solution (13,14,19). In the present
study, the choice for EO associated with glucose was
supported by the results in the literature. Baurmash and
Mandel (15) reported that sodium morrhuate and sodium
sulfate tetradecyl showed higher risks of allergic and
anaphylactic responses when compared to EO (15,20).
Nishida et al. (10) demonstrated that polydocanol
produces fewer effects on the endothelium for the
treatment of esophageal varices, justifying thus the use
of EO in hemangiomas sclerotherapy (10).

Johann et al. (14) stated that 1 mL of EO
concentration between 1.25 and 2.5% applied in 3 or
4 sites inside the tumor is considered satisfactory for
the treatment of these lesions. In their study, 30 lesions
evaluated responded with total clinical resolution. The
number of applications required for the treatment of
the lesions varies from 1 up to 10, depending on their
size. Lesions up to 20 mm require fewer applications
than those larger than 20 mm. Symptoms often reported
after the applications include pain, burning and swelling,
within the first 72 h (13,14). The choice for the solution to
beused should be based on the fact that these substances
can cause thrombosis when in contact with the superficial
vessel inner wall, and a consequent necrosis, interfering
thus with the angiogenesis.

Sclerosis protocols described include dosages
of 1 mL of EO in concentrations varying from 1.25 to
5% delivered in 1 to 10 applications, depending on the
lesion dimensions, and maintaining intervals from 7 to
15 days between the applications (3,13,14). The protocol
suggested in the present study is in accordance with the
dose advocated of 1 mLin 3 applications. Nevertheless, it
differs with regard to the intervals between the sessions.
An interval of 4 months was used because of the need
of general anesthesia during the applications.

The patient is under a 2-year postoperative follow-
up showing no signs of hemangioma recurrence, which
confirms the low recurrence rates of these lesions (15).
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In this study, the size, location, and systemic conditions
allowed establishing the surgical procedures following
sclerotherapy, with favorable prognosis and satisfactory
healing of the operated area.

In conclusion, sclerosis of large lip hemangioma,
associated with surgical excision is a treatment option to
be considered as it provides good esthetic and functional
outcomes.

RESUMO

Hemangiomas sdo tumores benignos da infincia que se
caracterizam por uma fase de crescimento rapido com proliferacdo
de células endoteliais, ocorrendo em 10 a 12% das criangas com
1 ano de idade. Sua localiza¢gdo mais comum ¢ nos labios, na
lingua, mucosa jugal e no palato. Aproximadamente 50% dos
casos de hemangioma mostram completa resolucdo e 90% deles
resolvem-se até os 9 anos de idade. As complicagdes ocorrem em
apenas 20% dos casos e o problema mais comum ¢ a ulceragio
com ou sem infecg@o. O tratamento depende da localizagdo, do
tamanho e do estagio evolutivo da lesdo, bem como da idade do
paciente. A cirurgia geralmente é indicada quando nio hé resposta
aos tratamentos sistémicos ou por razdes estéticas, podendo ser
empregada sob forma de exérese simples com ou sem plastica.
Este artigo apresenta um caso de hemangioma cavernoso labial
em uma crianca de 4 anos de idade, a qual, devido ao tamanho
da lesao, foi submetida a 3 sessdes de esclerose vascular seguido
de exérese simples da lesdo, com acompanhamento clinico de 2
anos de pds-operatorio.
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