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Spindle cell hemangioma (SCH), a non-neoplastic reactive vascular lesion, rarely locates

in bones. We herein report a successful case of intralesional curettage for an infant with

SCH of fibula. An 11-month-old boy was admitted to our center with a painless mass in

the right proximal calf. Preoperative digital radiograph demonstrated a massive vascular

lesion with an irregular bone destruction of proximal fibula. The lesion was removed via

the intralesional curettage approach and pathologically diagnosed as SCH. The patient

gained bone structure recovery of right proximal fibula. Two years after the surgery, he

experienced no local recurrence. For the management of SCH of fibula with partial bone

destruction, we suggest early-stage intralesional curettage as its safety and effectiveness.
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INTRODUCTION

Spindle cell hemangioma (SCH), characterized by cavernous blood vessels and spindle cell
proliferation, has recently been considered as a non-neoplastic reactive vascular lesion (1, 2).
SCH often occurs at early age with high risk of recurrence after surgery due to its uncertain
border with surrounding tissue. It commonly arises in the dermal or subcutaneous tissue of the
distal extremities (3, 4). Reports on SCH cases involving bone are rare, most of which focus on
histopathological description, but lack sufficient clinical and follow-up data (5, 6). Herein, we
present a case of SCH in proximal fibula that was managed successfully by intralesional curettage
and, moreover, discuss its clinical characteristics and long-term surgical outcome.

CASE REPORT

An 11-month-old boy patient presented to our center with a 2-month history of painless mass
in the right proximal calf. The mass had been noted to be slowly enlarging in 3 weeks after
presentation. No significant symptomwas found in this patient. Initial workup performed included
radiograph, three-dimensional CT (3d CT) reconstruction, andMRI. Radiographs of the right tibia
and fibula indicated an irregular bone destruction of proximal fibula (Figures 1A,B), and the lytic
bone destruction was confirmed by 3d CT reconstruction (Figures 1C,D). MRI revealed a massive
vascular tumor with surrounding soft tissue hyperplasia and involvement of the proximal fibular
epiphyseal plate (Figures 1E,F).
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FIGURE 1 | Digital radiograph preoperatively: (A,B) Radiographs of the right

tibia and fibula showing an irregular bone destruction of proximal fibula; (C,D)

3d CT reconstruction demonstrating lytic bone destruction of right proximal

fibula; (E,F) MRI revealing a massive vascular tumor with surrounding soft

tissue hyperplasia and involvement of the proximal fibular epiphyseal plate.

FIGURE 2 | The photograph during the surgery: (A) Intraoperative image of the surgical finding of a vascular mass attached to proximal fibula; (B) Complete curettage

of lesion to normal fibular surface; (C) Macroscopic appearance of the excised lesion.

Considering partial bony structure of proximal fibula was
normal, intralesional curettage was performed on the right
proximal fibula under general anesthesia. After lesion exposure,
a 4.02 × 0.0-cm-sized vascular mass was identified with
extension to proximal fibular. Gross examination showed a
reddish spongious solid mass, containing topical hemorrhage,
partial thrombosis, and irregular bone destruction (Figure 2A).
With protection of common peroneal nerve and peripheral
vessels, complete curettage of lesion was performed to normal
periosteum of fibular (Figures 2B,C). Histologically, the lesion
was characterized by the fissure-like vessel lumens lined with
flattened endothelial cells among the spindle cells (Figure 3A).
The spindle-shaped cells arranged in fascicular pattern in
solid area, with similar cell morphology and no atypia
(Figures 3B,C). Immunohistochemically, the endothelial cells
lining the vessel spaces stained positive for CD31, CD34, and
ERG (Figures 3D–F). Therefore, with standard of international
society for study of vascular anomalies (ISSVA) classification (7),
the diagnosis of spindle cell hemangiomawasmade in this patient
according to the clinical and histopathologic manifestations.
On postoperative follow-up, this patient was asymptomatic
without any evidence of recurrence. Two years after this surgery,
he returned to hospital for outpatient review. Radiographs
showed the reformation of the cortex of the proximal fibula
(Figures 4A,B), and both uniform bone mineral density and
continuous cortical of right proximal fibula were confirmed by 3d
CT reconstruction (Figures 4C,D). Besides, MRI demonstrated
remarkable regression of lesion without any signs of tumor
growth through the fibula (Figures 4E,F).

DISCUSSION

This case is rare in comparison with majority of reported
SCH cases and merits discussion on following points: location
of lesion, selection of surgical intervention, histopathologic
characteristics, and long-term postoperative follow-up. SCH is
a benign vascular lesion which generally locates in the subcutis
at the distal extremities and presents as solitary and multifocal
masses. It also can be associated with several clinical syndromes,
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FIGURE 3 | Histopathological features: (A) (HE, ×40) the fissure-like vessel lumens lined with flattened endothelial cells among the spindle cells, (B) (HE, ×100), (C)

(HE, ×200) the spindle shaped cells arranging in fascicular pattern in solid area. Immunohistochemical analysis revealing positive staining for (D) CD31 (×100), (E)

CD34 (×100), and (F) ERG (×100) in the majority of spindle cells.

among which Maffucci syndrome is the most common (8, 9). In
several uncommon cases, SCHs have been found in lips, nasal
passage, temporal muscle, and even in lungs and spleen (2, 10–
13). In comparison, the reported cases of SCH arising in bones
are evenmore unusual so far (14–16). In our case, a solitary lesion
of SCH involved the proximal fibula with surrounding soft tissue
hyperplasia, while the superficial skin and tissues were normal.

To date, the main treatment choice for fibular tumor is
segmental or subperiosteal resection, in case of local recurrence
at surgical site (17–19). Wide excision for clear margin has always
been first choice for SCHs, and repeated surgical resection is
performed if a recurrence occurs (3, 20). However, given that
preoperative digital radiograph indicated that the vascular mass
on fibula was solitary, and part of both cortex and cancellous
fibula were not involved, intralesional curettage was selected as
the surgical intervention in this case for achieving the maximum
retention of healthy bony structure. During the operation,
complete curettage was performed to the normal fibular surface
without residual lesion.

The histologic appearance in this case consisted of the fissure-
like vessel lumens lined with flattened endothelial cells among
the spindle cells, which arranged in fascicular pattern in solid
area. CD31, CD34, and ERG, as vascular endothelial markers,
were reported positive expression in various kinds of vascular
tumors. In this case, immunohistochemical analysis revealed
positive staining for CD31, CD34, and ERG in the majority
of spindle cells, consistent with the diagnosis of SCH (21,
22). Metastasis of SCH is rare, although local recurrence may
occur (20, 23). On the most recent imaging examination, 2
years after the initial surgery, our patient was still disease free
and found to experience entire reformation of bone structure
of the right proximal fibula. This indicates the safety and
effectiveness of intralesional curettage for the management of
this case.

In conclusion, for SCH of fibula with partial bone destruction,
intralesional curettage renders a safe and efficient intervention at
early stage. Meanwhile, our study was limited by lacking further
evaluation for treatment approaches owing to small sample size.

FIGURE 4 | Digital radiograph at 2 years postoperatively: (A,B) Radiographs

showing reformation of the cortex of the proximal fibula; (C,D) 3d CT

reconstruction demonstrating both uniform bone mineral density and

continuous cortical of right proximal fibula; (E,F) MRI revealing remarkable

regression of lesion without evidence of local recurrence.
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Long-time and consistent follow-up could establish the efficacy
of our management.
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