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Angiolipoma of Cuboid Bone: A Rare Case Report

Deepak Srinivasan', Yogadeepan Dhakshinamurthi', Muthusaravakumar Meignanaguru', Ganesh

Ramesh Shetty’, Piriyan Thamizhpandiyan'

Learning Point of the Article:
The purpose of this article is to emphasize the uncommon occurrence of angiolipoma and how to manage it.

Introduction: Angiolipomas are benign small soft tissue rubbery tumors common between the age group of 20 and 30. They are very common

in the extremitiesand neck. Itis composed of adipose tissues and blood vessel components.

CaseReport: Wereporta case of 82-year-old lady with complaints of right foot pain. She was diagnosed to have a scleroticlesion over the cuboid.

Biopsy revealed angiolipoma which is a very rare tumor in bone. The patient underwent intralesional curettage along with cortico-cancellous

bone grafting.

Conclusion: Although angiolipoma is very rare in bone, its occurrence should not be excluded. It can rarely occur in old age and it has to be

carefully evaluated and managed to preventrecurrence.
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Introduction

Angiolipomas are subcutaneous benign tumors. More common
in the extremities, neck, and trunk. It has adipose and vascular
components. Peak incidence is second and third decades.
Usually, the lesion is well-circumscribed and encapsulated.
Symptoms depend on the site of the lesion.

Microscopically, angiolipomas have a mature adipocytic
proliferation variably associated with a vascular component. The
blood vessels contain fibrin microthrombi. Differential
diagnosis includes angioleiomyomas, schwannomas, glomus
tumors, hemangiomas, and giant cell granuloma.
Histopathology and immunohistochemistry are crucial for

diagnosis. S 100 is expressed in the adipocytic component
whereas CD31 and CD34 are expressed in capillary network.
Treatmentis excisional curettage and recurrenceisrare.

Case Report

An 82-year-old lady came with complaints of right foot pain over
the past2 months. No history of any recent trauma or injury. Pain
was dull aching, gradually increasing. No diurnal variation and
no constitutional symptoms.

Clinical examination shows tenderness over the lateral aspect of
mid foot. Minimal warmth present. Neurovascular status
normal. X-ray shows a scleroticlesion over the cuboid. No breach
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Figure 1: Pre-operative X-ray.

in the cortex. No adjacent bone involvement (Fig. 1). MRI
shows a hyperintense lesion in T2 weighted images confined to
the cuboidand hypointenselesionin T1images (Figs.2-4).

An open biopsy was performed and the result revealed
intraosseous angiolipoma of cuboid (Fig. S and 6). Histology
revealed adipocytic tissue with thin blood vessels and spindle
cellsinamyxoid stroma.

The patient was planned for intralesional curettage and bone
grafting with or without fixation depending on stability after
grafting. Under spinal anesthesia patient's right foot was draped,
right iliac crest also prepared for bone graft harvesting. Across
the dorsilinear incision over the dorsum of foot, the cuboid was
exposed.

Upon exposing the cuboid, the lateral cortex was found to be
breached (Fig. 7). Extended curettage was done with a bone
scoop and hydrogen peroxide (Fig. 8 and 9). A tricortical graft
was harvested from the iliac crest and placed over the defect.

Figure 2: Sagittal MRI T2 images.

The remainingvoid filled with a cancellous graft harvested from
theiliac crest (Fig. 10-12).

After grafting, cuboid was very stable on all foot movements.
Hence, fixation was not done. Below knee pop slab was applied.
Post-operative period was uneventful (Fig. 13).

The patient was kept on the slab for 6 weeks followed by partial
weight bearing. Complete weight bearing started around 3
months. She had one-year follow-up and her pain completely
settled and she was doing herall day-to-day activities (Fig. 14).

Discussion

Lipomas are mesenchymal neoplasm in which angiolipomais a
variant that has proliferating capillaries interspersed with
adipose tissues. Lipomas have infiltrating and non-infiltrating
types. Angiolipoma was first described by Brown in the year
1912. However, it was described as a separate entity by Howard
and Helwig in 1960 [1]. Even though it is rare, many familial

cases of autosomal dominance traits have been reported [2].

Figure 3: Sagittal MRI T 1 images.

Figure 4: Axial MRIimage.
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Figure 5: Biopsyreport.

Figure 6: Histology slide.

Figure 7: Lateral cortexbreach.

Figure 8: After extended curettage. Figure9: C Arm picture after curettage.

Brault in 1868 first described intraosseous lipoma involving
shaft of the femur. Not many cases of intraosseous angiolipomas
are reported. Usually, it arises from long bones, such as
humerus, radius, facial bones, and flat bones, such as ribs and
pelvis. Cuboidal origin is very rare. A review of the literature
shows around twenty cases of intraosseous angiolipomas have
beenreported sofarand no cases have been reported in cuboid.

Figure 11:Iliac crest graft.

Figure 12: C arm picture after grafting.

Figure 10: Graftharvesting.

Angiolipomas included 5-17% of lipomas [3]. They are slow-
growing tumors. Pain may be due to the mass effect.
Chromosome 13 mutations are reported in some cases [4].
Some cases show PIK3CA mutations [ S ].

The etiology of intraosseous angiolipoma is not very clear.

Embryonic sequestration of multipotent mesenchymal cells,
which gets activated by hormones after puberty. Some studies
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state trauma as a
possible cause.
However, Hart et al.
study demonstrated
trauma as a less likely
cause for this lesion
[6-9]. Shea et al.
study demonstrated
the association of
angiolipomas with
mast cells in which
there are average 10
times more mast

cells in angiolipomas
than in classical
lipomas [10]. Mast

cells secrete VEGF
which promotes angiogenesis and TGF alpha and beta which

Figure 14: One-year follow-up.

produce inflammation and proliferation of endothelial cells,
respectively [11].

The histological study is needed to diagnose these rare variants
and adequate sample preparation intraoperatively is necessary

for appropriate diagnosis as these tumors exhibit non-specific
clinical characteristics and mode of presentation.

Surgical excision is the primary treatment option. Chances of
malignant transformation are rare. Recurrence after thorough
excision is rare. Other options like embolization can be used in
somecases[7,12,13].

Conclusion

Angiolipomas should also be considered in the case of
evaluating an intraosseous tumor even though its occurrence is
very rare. It is usually benign and adequate curettage prevents

recurrence.

Clinical Message

Angiolipomas can present as intraosseous tumors. It should be
differentiated from other malignant tumors like angioliposarcoma.
It can rarely present in old age. Angiolipoma is usually common in
long bones, facial bones, and flat bones, such as pelvis and ribs.
Cuboid angiolipoma is very rare and to our knowledge, it is the first
case getting reported.
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