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Abstract: Head and neck vascular tumors are common in children. Capillary hemangiomas are often easily confused with pyogenic
granulomas due to histopathological resemblance. Furthermore, predisposing factors to pyogenic granulomas include an existing
hemangioma, which may be co-existing entities. Surgical excision of large unsightly tumors causing functional deficits is a feasible
management option. We report a case of a rapidly growing oral lesion in a toddler with feeding difficulties and anemia. It triggered
a diagnostic dilemma as it was clinically consistent with a pyogenic granuloma but histologically diagnosed as a capillary heman-
gioma. It was successfully excised with no recurrence after 6 months.
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Introduction

The International Society for the study of Vascular Anomalies (ISSVA) classifies vascular lesions into vascular
malformations and vascular tumors.' > Vascular tumors include congenital hemangiomas, infantile hemangiomas, and
pyogenic granulomas.* Hemangiomas are further pathologically classified as capillary, cavernous, or mixed
hemangiomas.>® Unique clinical characteristics exist across the differential diagnoses of vascular tumors.” However,
histopathological resemblance between capillary hemangioma and pyogenic granuloma may cause diagnostic challenges.
Fifty-six percent of lesions classified as capillary hemangiomas were found to be true pyogenic granulomas.® In fact, the
synonym for pyogenic granuloma is a lobular capillary hemangioma.” This further complicates the tailored management
of vascular tumors. Clinical judgment to differentiate between the two entities may contribute to initial management
option. Although both capillary hemangiomas and pyogenic granulomas are common lesions in the head and neck region,

910 their natural history and predisposing factors differ.>*”!" Capillary hemangioma

which can affect the oral cavity,
appears gradually within the first year of life? while the pyogenic granuloma typically appears rapidly after 1 year of
life.* Predisposing factors of capillary hemangioma include being female and Caucasian and born with low birth weight®
while those of pyogenic granulomas include having hemangiomas, dermatologic eczematous lesions, and trauma.'?
These should be looked out for. Noteworthy, 77% of those with pyogenic granulomas may have no predisposing factor."!
Examination of congenital hemangiomas may show expansion in color alteration on crying, which is not the case in
pyogenic granulomas.’

Variable treatment options such as watchful monitoring, pharmacological and surgical options are given in both
capillary hemangiomas and pyogenic granulomas.'* '®> Surgical management is indicated for lesions causing functional
deficits and causing complications such as ulcers and bleeding, periorbital sight threatening lesions, airway obstructive
lesions, and threat to cosmesis.'>'> A 0-5% recurrence rate is reported following excision of pyogenic
granulomas.'*'316
We present an interesting case of a young girl with a rapidly growing oral mass originating in the left floor of mouth,

which was referred to our Paediatric Ear, Nose, and Throat (ENT) clinic from the Paediatric Oncology Department at
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Mulago National Referral Hospital. To the best of our knowledge, this is the first report in the literature of a giant
capillary hemangioma arising from the floor of the mouth and postulated to cause anemia.

Case Report

A 19-month-old female, otherwise healthy, presented with a month’s history of an oral mass. Her mother noticed a small
oral mass that started growing from the left underside of the tongue. Initially, it did not affect her speech or feeding. She
was given antibiotics from drug shops during the first fortnight with minimal improvement. In the next 2 weeks, the mass
rapidly increased in size, covering more than two-thirds of her mouth, pushing the tongue to the side. She could no longer
close her mouth, had trouble articulating words and was drooling all the time. However, no change in voice, stridor, or
difficulty in breathing were reported. Due to her continued struggle to feed, her mother resorted to frequent pureed feeds.
No choking or coughing episodes on feeds were reported. The mass was smelly, had a whitish coating with occasional
contact bleeding. Save for the open mouth, she slept well. There was no history of fever, trauma, or other swellings or
discolorations on the rest of the body or bleeding tendencies. Other medical, surgical, and family history were
unremarkable.

On clinical exam, she was well-nourished, afebrile but very irritable. She had facial symmetry with no stigmata for
any syndrome. She had a normal cry, with moderate anterior drooling and a large oral mass (5*4*3 cm) arising from the
left floor of mouth, which occluded three-quarters of her mouth (Figure 1A). It was a firm, non-fluctuant, oval mass
coated with whitish debris on the surface and a pink to purple discoloration on the undersurface. Her tongue was mobile,
free from the mass, and pushed to the right corner of the mouth. No petechiae or ulcers were seen. The ears, nose, neck,
and other systemic examinations were normal.

After obtaining informed consent for an excisional biopsy, preoperative blood work up and imaging were done. Serum
electrolytes, leukocytes and platelet counts were within normal ranges, but the hemoglobin level was 7 g/dl. Blood was
therefore booked for intraoperative and post-operative transfusion after grouping and cross matching. The COVID-19 PCR
was negative. A contrasted Computerized Tomography (CT) scan of the head and neck showed a regular mass in the left
oral cavity that took up contrast. Fat planes in floor of mouth and tongue were intact. Preoperative Paediatric
Anesthesiologist’s review was done for airway management plan.

Intraoperatively, successful nasal intubation was performed. The easily friable lesion had a sessile base extending
from 1 cm posterior to the frenulum, to the retro-molar trigone on the left with serpentine vascular vessels across the left
floor of mouth (Figure 1B). The rest of the oral cavity was normal.

The left lingual nerve and left submandibular duct were identified and spared. The lesion was completely enucleated
(Figure 1C). Hemostasis was achieved with bipolar cautery and ligature ties. Blood loss was minimal. The defect in the
floor of mouth was closed using interrupted absorbable sutures.

Post-operatively, the child had blood transfusion with packed cells, oral antibiotics, analgesia, and oral care with
saline rinses. She had mild hypoglossal paresis when she woke up but was able to feed with a graded diet 2-h post-
operatively. She had an uneventful 24-h observation and was discharged the following day.

Figure | Intra operative view; (A) Showing extensive lesion (yellow arrow) pushing tongue (black arrow) to the right. (B) Showing sessile base of oral lesion in the floor of
mouth (yellow arrow showing oral lesion, black arrow showing tongue). (C) Showing the excised lesion (yellow arrow).
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Figure 2 Under haematoxylin and eosin, x4 image shows proliferation of capillaries lined by normal epithelium and filled with blood, with a pyogenic membrane and
a chronic inflammatory cellular filtrate.

Figure 3 Pre-surgical view (A) Shows tongue pushed to the right (black arrow) by the oral lesion (yellow arrow). The post-surgical view (B) 6 months later shows healed
floor of mouth (red arrow).

Histology showed a diagnosis of capillary hemangioma secondarily infected (Figure 2). GLUT 1 testing is not locally
available and thus was not done.

Follow-up at 2 weeks showed complete resolution of symptoms with normal tongue movement, and at 6 months she
had normal oral cavity mucosa and tongue movement (Figure 3).

The child’s parent provided informed consent for the case details and any accompanying images to be published,
available upon request. Institutional approval was not required to publish the case details.

Discussion

Oral hemangiomas have been reported to include the gingiva,'’ tongue, 2123

18720 and hard palate,

and to present more in
females.®**% This is similar to our case of a female child, with a lesion arising from the floor of mouth. There were no
known predisposing factors to either capillary hemangioma or pyogenic granuloma. The clinical onset after 1 year of life,
rapid growth, and tendency to bleed raised our suspicion of a pyogenic granuloma. To our surprise, histology came back
as an infected capillary hemangioma.

Paglial et al in their study of 128 children found that 5% of children with pyogenic granulomas had hemangiomas.

Their average lesion size was 7mm, presenting for about 5 months on average with a 1-2-month delay before
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treatment.'> Our case did not seem to have a hemangioma before the current presentation, was more than 50mm in size,
and progressed over a month with significant functional deficits, enough to render urgent surgical intervention. It is
postulated to have caused significant anemia and required blood transfusion. Large lesions in hemangiomas that are
greater than 10cm? may lead to a 4% increase in the requirement for intervention and 5% increase in complication.?®
Indications for surgery, though rare, include presence of ocular, airway, auditory, feeding complications, cosmetic
problems, or even congestive cardiac failure.” Our case had significant difficulty in feeding with occasional bleeding,
and frequent drooling that was unsightly.

Paglial et al found that shave excision and electrocautery were the most common treatment methods for pyogenic
granulomas, followed by laser therapy. Other methods included punch excision, liquid nitrogen, and observation.
Regression of the pyogenic granulomas was seen in 4.5% of patients that had no treatment, over 6-18 months.'? In
a retrospective study, 80% of 408 patients with pyogenic granulomas had surgical complete excision, 19% were treated
by curettage, shave excision, or cautery or a combination of these. The overall recurrence rate was 5% with shave
excision, curettage, and cautery having a recurrence rate of 10% compared with 3.6% following excision and closure.'?
Due to the large size of the lesion, complete surgical excision with electrocautery was used with no recurrence seen in
our case.

Histology remains the mainstay of diagnosis of vascular tumors. In one study where most cases were classified as
capillary hemangiomas, 56% were in fact pyogenic granulomas.® Another study utilizing GLUT-1 as a biomarker found
that 34% of 77 biopsies for oral hemangiomas were true hemangiomas.” Unfortunately, this biomarker is not locally
available and thus was not done in our case, and our quest for answers remains. Luckily, this does not prognosticate
clinical outcome. Biannual outpatient reviews will monitor any interval changes going forward.

Conclusion

Although vascular lesions of the oral cavity in children can be successfully observed, fast growing lesions that cause
functional impairment and anemia should be considered for prompt surgical management to prevent further complica-
tions. Clinical correlation with histological findings is key in treatment planning.
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