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Abstract

Lymphangiomas are congenital benign tumors of lymphatic system commonly found in the head and neck
region but they are extremely rare entity in the oral cavity. The common site of occurrence for lymphangioma
in the oral cavity is the anterior dorsum and lateral border of tongue but has been reported in other parts
of oral cavity such as the palate, cheeks, floor of the mouth, gingiva and lips. The most accepted treatment
option for lymphangioma is complete surgical excision. There is only a minimal chance of recurrence. In
this article we report a rare case of lymphangioma of the lower lip of 55-year old male patient.
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Introduction

Lymphangiomas are uncommon, benign, congenital
malformations of lymphatic vessels found on the skin
and subcutaneous tissue usually diagnosed in infancy and
early childhood as lobular masses!. This hamartomatous
lesion was first explained by Redenbacher (1828)%.
Occurrence of a lymphangioma in an adult is uncommon
/infrequent®. Literatures reveal that approximately 75%
of cases of lymphangiomas occur in the head and neck
region but they are extremely rare in the oral cavity*.
Tongue is the most frequent site of involvement in the
oral cavity™®. Palate, buccal mucosa, gingiva, floor of the
mouth and lips are the less frequently involved sites’.
They are believed to come in existence as a result of
lymph sac sequestration, which is not able to establish
the communication with larger lymphatic channels.
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Enlargement of lymph vessels are due to improper
drainage or excessive secretion of lining cells®. There
are various treatment methods for lymphangioma, which
include surgical excision, laser therapy, sclerotherapy or
a combination of these’. The present case report about
a rare case of lymphangioma of the lower lip in an
adult managed by surgical excision with a review of the
scientific literature.

Case Report

A 55-year old male patient reported to the
Department of Oral Medicine & Radiology with the chief
complaint of a growth on the lower lip for the past seven
months. The patient stated that a rapid enlargement of
the growth occurred after dental treatment. He gave a
history of a similar growth on the same site about one
& half year back, which was treated by the surgery. On
clinical examination, a painless growth was seen on the
left side of lower lip in relation to 32, 33 region. The
lesion appeared as single, reddish pink, transparent,
swelling with an irregular surface and borders (Fig. 1).
A differential diagnosis of lymphangioma and mucocele
were given based on the clinical features. Wide surgical
excision of the lesion was carried out and the biopsy
specimen sent for histopathological examination (Fig.
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2 & 3). On gross examination, a soft tissue bit received measuring approximately 1.2 x 0.6 cm in dimension,
creamish brown in colour, firm in consistency (Fig. 4). Histopathologically, H&E stained sections reveal numerous
dilated lymph vessels, lined by a single layer of flattened endothelial cells along with a few containing lymph. The
overlying epithelium is parakeratinized stratified squamous type. Post-operative wound healing was satisfactory &
no complication was noticed (Fig. 5 & 6).

Fig. 1: Lymphangioma of Lip.

Fig. 2 & 3: Surgical excision.
Fig. 4: Gross examination.

Fig. 5: Photomicrograph (10X) showing Enlarged lymphatic vessels containing lymph are seen in the
superficial connective tissue.
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Fig. 6: Photomicrograph (40X) showing lymphatic
vessels containing lymph.

Discussion

Lymphangiomas are benign, hamartomatous
tumors of lymphatic system'. They are developmental
in existence due to
that

communicate normally with the rest of the lymphatic

malformations, which come

sequestrations of lymphatic tissue do not

system®. Oral lymphangiomas may occur at various

sites of oral cavity but are more frequently seen in the
anterior two-thirds of the tongue, where they often
cause macroglossia'l. Brennan et al. revised 49 cases
of oral lymphangioma and found that most were located
in tongue". Irregular nodularity of the surface of the
tongue with gray and pink projections and macroglossia
is the pathognomonic feature of lymphangioma of the
tongue''. Therefore, the case described here shows not
so common site of oral lymphangioma involving the lip.
Lesion developed in this patient older than the common

age.

Features From the literature Our Patient

Age Usually diagnosed in infancy & early childhood. 65 Years

Gender No definite sex predilection noticed. Male

. Most usual locations are Head & Neck.

Location o ) o . .
Lower lip is an uncommon site comprising of approximately 6% of all oral Lower Lip
lymphangiomas.

Usually, the tumor is superficial in location and
shows a pebbly surface, mimicking like cluster of
translucent vesicles. The surface appears like “frog eggs
/tapioca pudding”. Superficial lesions are described as as
papillary lesions, which may be of the same color as the
surrounding mucosa or of a slightly reddish hue. Deeper
lesions arises as soft, ill-defined masses & appear as
diffuse nodules or masses without any significant change
in surface texture or color®.

Histopathologic features consist of lymphatic vessels
with marked dilatations. The vessels often diffusely
infiltrate the adjacent soft tissues and demonstrate
The
endothelium is thin and the spaces contain proteinaceous

lymphoid aggregates in their walls. lining
fluid and lymphocytes. Secondary hemorrhage may be
noticed in the lymphatic vessels. The lymphatic spaces
contain lymphatic fluid, red blood cells, lymphocytes,
macrophages, and neutrophils. Underlying connective
tissue stroma consists of loose fibrotic tissue with a
number of inflammatory cells™!!. There are three types

of lymphangioma.

1. Capillary Lymphangioma consists of small
capillary-sized vessels.

2. Cavernous Lymphangioma consists larger
dilated lymph channels.

3. Cystic exhibits

macroscopic cystic spaces!!.

Lymphangioma large

Occasionally lymphatic vessels may be filled with
RBCs, which is known as hemangiolymphangioma®.
Often all three histological types may be found in the
same lesion. Among these the most common type
in oral cavity is the cavernous lymphangioma. More
often, all sizes of vessels may be found within the same
lesion'. In the intraoral lymphangiomas, lymphatic
vessels are located just beneath the epithelium, often
replacing connective tissue papillae'. Correlating the
histopathological features of the present case with the
clinical features it is suggestive of “lymphangioma”.

Lymphangiomas of lateral and posterior neck region
are frequently associated with chromosomal anomalies
like Noonan’s syndrome, Turner’s syndrome and
foetal hydrops!®. Primary intra-osseous lymphangioma
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is a very rare lesion that occurs as a result of gradual
extension of a peripheral soft tissue lymphangioma to
the periosteum of adjacent bone and into the marrow
spaces'®. Early diagnosis may be established with
the help of ultrasonography, MRI, arterogram and
CT angiography'. In the oral cavity, lesions like
haemangioma, thyroglossal duct cyst, lingual thyroid,
cheilitis granulomatosa, granular cell tumour, mucocele/
ranula and cellulitis may be considered for differential
diagnosis's.

Treatment

Wide surgical excision is the treatment of choice®.
Multiple treatment modalities have been recommended
for deep seated and large lesions, which include
cryotherapy, electrocauterization, administration of
steroids, sclerotherapy (OK- 432), laser therapy and
embolization®. According to Gilberth, CO2 laser
technique was more convenient & successful with less
chance for the recurrence than any other treatment?!.
Sclerosing agents are not as much effective in
lymphangioma as do in hemangiomas?:. Recurrence of
lymphangioma is common because complete removal is
difficult due to the non-encapsulated and “infiltrating”

nature of the lesion!!?3%,

Conclusions

In conclusion, appearance of a lymphangioma
in an adult is infrequent entity and rarely seen in oral
cavity, so lymphangiomas are an eventuality to take
into consideration by the clinician to avoid future
complications. Early recognition is of utmost importance
to initiation of proper treatment and avoidance of
complications.
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