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ABSTRACT

Case Report

Angiolipoma-At a Rare Site

A HARI PRIYA!, A KANNAN?, MS ANANDE, CL KRITHIKA*, PH RAGHURAM®

Angiolipoma (AL), a subtype of lipoma, is a rare benign mesenchymal tumour. It is common in the extremities with rare occurrence in
the oral cavity. In this case report, we present a case of non-infiltrating type of angiolipoma present in the buccal mucosa which was
surgically excised under local anaesthesia and the specimen was histopathologically examined. The histopathological examination
revealed mature adipocytes arranged in sheets separated by thin fibrous connective tissue with interspersed vessels.
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CASE REPORT

A 63-year-old male patient reported to the department of oral
medicine with the chief complaint of painless growth in his left side
cheek region for past six months which was smaller in size and
gradually increased to the present size following a traumatic injury.
On general examination, the patient was hypertensive and under
medication for past two years. On physical examination, the patient
was moderately built and well-nourished with no abnormalities in
the trunk and extremities.

Extra oral examination of head and neck region demonstrated [Table/
Fig-1]a symmetrical facial configuration, no abnormal sensation or motor
palsy of the cheek, and no significant cervical lymphnode enlargement.

[Table/Fig-1]: Extra oral photograph of the patient.

Intra oral examination of the growth demonstrated [Table/Fig-
2,3] a solitary, well-defined, bluish black coloured pedunculated,
lobulated growth roughly measuring about 3x2 cm in dimension,
with whitish area evident surrounding the growth on the left buccal
mucosa along the occlusal plane and not attached to the underlying
tissue. The growth extends anteriorly approximately 4 cm away from
the commisure of lip, and 1 cm away from the retromolar region
posteriorly, supero-inferiorly 3 cm away from upper and lower buccal
vestibule respectively. The growth was soft to firm in consistency,
non-tender on palpation, freely movable, superior aspect of the
growth appears to be mildly hyperpigmented, no blanching test was
done as the growth presents as a pedunculated mass separated
from the underlying structures with surrounding whitish area which
might be due to repeated trauma or friction with no evidence of
secondary change.
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[Table/Fig-2]: Intra oral picture showing a single, well-defined growth.
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[Table/Fig-3]: Intra oral picture showing a single, well-defined pedunculated,
lobulated growth.

Based on the patient’s history and clinical examination the
provisional diagnosis of Traumatic Fibroma was given, along with a
differential diagnosis of Fibroepithelial polyp, Haemangioma, Lipoma,
Granulofibroma, Mucocele. The growth was surgically excised with the
patient’s consent under local anaesthesia with no complications and
post-operative instructions were given and the patient was kept under
follow-up [Table/Fig-4]. Since the mass was pedunculated, surrounded
by a thin capsule and was not adherent to the underlying structures,
excision was facile. In the follow-up period of six months, there was no
evidence of recurrence upto the third review visit [Table/Fig-5].
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[Table/Fig-4]: Intra oral picture showing excision of the growth with sutures placed.

[Table/Fig-5]: Intra oral review picture of the surgical site.

Macroscopic [Table/Fig-6a,b] examination revealed a single soft
tissue specimen measuring approximately about 1.4x1x1 cm
in size, roughly ovoid in shape, smooth to rough surface, firm in
consistency, and cream to dark brown in colour.

[Table/Fig-6]: The excised specimen measuring 1.4x1x1 cm in size.

Microscopically [Table/Fig-7a,b], H&E stain was done and viewed
under microscopic magnification of both X100 [Table/Fig-7a] and
X400 [Table/Fig-7b], in which, the encapsulated mass presented
with an epithelium and connective tissue component. The epithelium
was hyperplastic exhibiting basilar hyperplasia, acanthosis and
hyperparakeratosis. The underlying connective tissue showed
larger vascular spaces lined by thin endothelium and engorged with
RBC’s and in some areas mature adipocytes were interspersed with
vessels. There was also evidence of capillary sized vessels, few
chronic inflammatory cells, extravasated RBC’s and muscle fibres.
And histopathological diagnosis was given as Non-Infiltrating type
of Angiolipoma.

www.jcdr.net

[ LRI A5 AT
[Table/Fig-7]: (a(X100), b(X400)) - The histopathological picture showing mature
adipocytes arranged in sheets separated by thin fiorous connective tissue with
interspersed vessels.

DISCUSSION

Bowen JT in 1912 reported the first case of Angiolipoma, a subtype
of lipoma [1]. Angiolipomas are usually multiplex and can occur at
any age, with a mean age of 48 years (9-76), with a slight male
predilection, a ratio of 6:5 male to female [2]. Angiolipomas are
chiefly composed of mature adipocytes with proliferating vascular
endothelial cells. They are classified into non-infiltrating and infiltrating
category based on their histological demonstration [2,3].

Atheory was proposed by Howard WR et al., wherein the pathogenic
mechanism of the formation of lipoma caused by adolescent
hormones which was subsequently stimulated by trauma or irritation,
eventually lead to angioproliferation in the lipoma [2]. Based on the
literature, a theory that AL originates as a congenital lipoma, which
later undergoes vascular proliferation was given. Howard WR et
al., thought that embryonic sequestration of multipotential cells
becomes active at puberty by hormones and differentiate into a
simple lipoma, however with added stimuli such as trauma can lead
to vascular infiltration of the lesion, though trauma is not present in
many cases of AL [2]. Davis GB et al., reported the first Angiolipoma
in the oral cavity as a tumour occurring in the hard palate [4].

A total of 28 cases (1976-2018) inclusive of present case were
revealed on Angiolipoma in oral soft tissues [Table/Fig-8] [4-30];
therefore, showcasing the rarity of angiolipoma with a prevalence
rate of 6-7% of all lipomas with 2-4% of non-infiltrating angiolipoma
[17].

Frequently involved regions of non-inflitrating angiolipoma of oral
cavity are cheek, tongue, palate, lip, chin and buccal mucosa. Out
of all the 28 cases only 2 cases have been reported in the buccal
mucosa including this case. In contrast to lipoma, Angiolipoma
in the oral cavity does not correlate with family history or multiple
onsets.

Histologic guidelines for diagnosis of AL are based on the following

criteria [22]:

1. Well-encapsulated (non-infiltrating ALs) or poorly encapsulated
(infiltrating ALSs).

(@) Encapsulated tumour mass consisting of mature adipose
tissue intermixed with blood vessel (H&E stain, X100 view);
(b) Sheets of mature adipose tissue with vascular component
showing no cellular atypia (H&E stain, X400) [Table/Fig-7a,b].

Evidence of 50% mature adipocytes in the tumour.
Interspersed angiomatous proliferation in the tumour.
Fibrinous micro-thrombi.

U S A

Absence of other mesenchymal elements (smooth muscle) or
pleomorphism.

Lipoma is a benign mesenchymal tumour composed primarily of
mature adipocytes with a thin fibrous capsule separating it from
the surrounding tissues. One of the aetiological factors of lipoma
is said to be trauma though the actual aetiology is still a mystery
with an incidence rate of 15-20% in head and neck region of
which 1-4% occurs in the oral cavity including the various types of
lipoma such as osteolipoma, myolipoma, hamartomatous lesions,
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S.No Authors Year Site

1 Davis GB et al [4] 1976 Hard palate

2 Weitzner S et al [5] 1978 Cheek

3 Campos GM [6] 1980 Cheek

4 Brahney CP [7] 1981 Tongue

5 Flaggert 3 JJ [8] 1986 Hard palate

6 Junko Sugiura et al [9] 1999 Mucolabial fold

7 Lin SC et al [10] 1986 Tongue

8 Sanchez Aniceto G et al [11] 1990 Cheek

9 Koizumi K et al [12] 1992 Cheek

10 Ali MH et al [13] 1996 Cheek

11 Takahashi M et al [14] 1998 Tongue

12 Alvi Aetal[15] 1998 Cheek

13 Hamakawa H et al [16] 2000 Cheek

14 Mochida C et al [24] 2005 Cheek

15 Ida-Yonemochi H [20] 2005 Cheek

16 Park JY et al [25] 2008 Floor of the mouth

17 Altug H A et al [18] 2009 Cheek

18 Arenaz Bua J et al [26] 2010 Cheek

19 Studart-Soares E C et al [27] 2010 Retromolar area

20 Yanase S et al [17] 2011 Buccal mucosa

21 Palaia G et al [28] 2011 Cheek

22 Sah K et al [29] 2012 Upper lip

23 Silva Junior G O et al [19] 2013 Pterygomandibular raphae

24 Mohiuddin SA et al [30] 2014 Buccal vestibule

25 Ajoy Kumar Shahi et al [23] 2014 Cheek

26 Chandrashekaran D et al [21] 2016 Hard palate

27 Sanat Kumar Bhuyan [22] 2017 Floor of the mouth

28 A Hari Priya et al (current 2018 Buccal mucosa
study)

[Table/Fig-8]: Literature review of angiolipoma in the oral cavity and their sites

(1976-2018) [4-30].

diffuse lipomatous proliferation and hibernoma. Mature lipocytes
are formed by differentiation of pre-adipocytes which are forms
of undifferentiated fibroblasts. Based on their histopathologic
appearance they are subclassified into Angiolipoma, Spindle cell
lipoma, Myelolipoma, Chondrolipoma and Myxolipoma which are
some of the logical variants of lipoma [31].

Fibromas are benign connective tissue tumour. They habitually
occur in response to irritation from local trauma, the most
commonly affected regions in oral cavity are buccal mucosa and
tongue. Chief characteristics include asymptomatic, dome-shaped,
smooth surfaced, sessile or pedunculated masses resembling as in
present case, with female predilection between 20-50 years of age
with an average size of 0.5 to 1.5 cm, and predominantly made up
of collagen fibers in histopathological investigation. These features
were absent in this case [32].

Fibro-Epithelial Polyps (FEP) are small round knob-like outgrowths
found anywhere on mucosa but are most commonly seen on tongue,
lips and cheek along the occlusal line. They present as solitary,
firm, pink, painless, sessile or pedunculated, polypoid swelling with
varying size which range in a few millimeters as was presented in
this case, but histopathologically composed of numerous fibrous
stroma covered by a non-papillary layer of hyperplastic squamous
epithelium differing from this case [33].

Haemangioma is a common soft tissue tumour. Sites commonly
involved are gingiva, palatal mucosa, lips, jawbone, and salivary
glands. Clinically they present as lobulated, pedunculated, red to
purple in colour, hormone-sensitive representing the present case.
Histopathological presentation exhibit progression from a densely
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cellular proliferation of endothelial cells in the early stages to a well-
defined lobular mass composed of capillaries in the mature phase,
often resembling the pyogenic granuloma without the inflammatory
features altering from the presented case [34].

Oral pyogenic granulomais atype of reactive hyperplasia of connective
tissue, a tumour-like growth with slight female predilection. Affected
sites are the gingiva followed by lips, tongue, buccal mucosa,
and hard palate. They appear as soft, painless, sessile lesion to
an elevated mass with deep red to reddish-purple in colour as in
this case. The histopathological presentation includes increased
vascular proliferation of granulation tissue engorged with red blood
cells lined by basal flat or plump endothelial cells and separated by
less vascular septa contradicting from current case [35].

Oral Mucocele, a benign minor salivary gland swelling caused
mostly due to mechanical trauma to the excretory duct of the gland.
Characterised clinically, as single or multiple soft, fluctuant nodule,
ranging from the normal colour of the oral mucosa to deep blue
demonstrated as in this case. Frequently involved locations are lip,
palate, retromolar region, buccal mucosa, lingual frenum, dorsal
surface of tongue. The histopathological characteristics include
acute inflammation intermingling with mucous collection to patterns
of mature lesions with scarce amounts of mucous and connective
tissue fibrosis in contrast to this case [36].

Histopathological investigation remains the gold standard for
definite diagnosis of these lesions. Other methods include MRI,
CT, sonography and aspiration biopsy to distinguish between
haemangioma, lipoma and AL. Differences in the percentages of
adipose and vascular components among individuals make definite
diagnosis of ALs difficult. In the present case, a clinical diagnosis
of fibroma was given based on the history and clinical features, but
histopathologically the lesion was reported as AL.

In the case presented, the growth was found to be a non-infiltrating
angiolipoma on the left buccal mucosa, which was surgically excised
with neither any complications nor any evidence of remission in a
period of six months.

CONCLUSION

Hence, a thorough understanding of the lesion is required before
preceding the treatment in case of AL. A complete surgical excision
without involving the surrounding structures is the appropriate
treatment for non-infiltrating AL as was done in this case, whereas
in case of infiltrating AL in the absence of capsule, excision of the
surrounding structures is recommended. Malignant transformation
and recurrence of AL in the oral region have been none with an
average follow-up period of 17.5 months as been reported till date.
With the presence of a capsule expressing the low proliferative
capacity of non-infiltrating AL, as in this case, though recurrence
and malignant transformation can be least expected, the patient still
needs to be kept under continuous follow-up.
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