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Objectives Hemangiolymphangiomas (HLAs) are rare vascular malformations of lymphatic and blood vessels. These lesions
commonly occur in the head and neck regions. In this paper, we describe a rare case of HLA, with significant effects on the
mandibular bone and neurovascular canals.

Case A 28-year-old patient with a history of head and neck HLA was referred to an oral and maxillofacial surgeon for dental
implant placement. The results of radiographic analysis and cone-beam computed tomography (CBCT) indicated the mandibular
bone enlargement, sclerosis, and bone remodeling. The inferior alveolar nerve canal (IANC) and mental foramen were markedly
enlarged on both sides. Additionally, multiple soft tissue calcifications were present. The patient was referred to the oral and
maxillofacial surgery (OMFS) department for further dental treatment.

Conclusion Patients with maxillofacial vascular malformations require careful radiographic and imaging assessments before any
surgical intervention, especially implant placement. Enlargement of neurovascular canals, especially IAN and mental foramen,
along with the presence of sclerotic bone, should be considered as important findings, as they may significantly influence the
surgical outcomes.
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Introduction

Vascular anomalies can be classified into two main
categories of vascular tumors and vascular malformations.
! According to the International Society for the Study of
Vascular Anomalies (ISSVA), vascular malformations are
subdivided following simple,
combined, malformations of “major named vessels”, and
malformations associated with other anomalies.

Hemangioma is identified as the most common benign
vascular tumor. Hemangiolymphangiomas (HLAs) are
rare vascular malformations of lymphatic and blood

into the categories:

vessels. These lesions are commonly diagnosed in the
first two years of life. They may occur in various
anatomical regions, including the colon, duodenum,
vertebrae, and oral and maxillofacial regions, although the
neck is the most common site for these malformations.

In the maxillofacial region, HLAs may involve both hard
and soft tissues. The soft tissue may be swollen,
throbbing, or discolored to red or bluish red. Besides,
calcifications, such as phleboliths, may be present
throughout the enlarged soft tissue. The imaging
modality of choice for the diagnosis of HLA is contrast-
enhanced multidetector computed tomography (MDCT) or
conventional/magnetic resonance (MR) angiography,
which can aid in differentiating vascular lesions from
other jaw neoplasms. When lesions are superficial,
localized, and small, complete surgical excision is the
only necessary treatment. * Deeper or larger lesions may
require sclerotherapy, vessel ligation, and embolization
before any surgical excision.

In this report, we present the case of a patient diagnosed

with maxillofacial HLA and describe the rare radiographic
findings and imaging characteristics of this disorder in the
mandibular neurovascular canals and oral region.

Case Report

A 28-year-old male patient was referred to the oral and
maxillofacial radiology department for pre-implantation
radiographic evaluations. He had a history of recurrent
lesions in the left submandibular and right cervical
regions, underwent biopsy, and was diagnosed with HLA
histopathologically. He reported no related symptoms. His
medical history was not significant, and no history of
trauma was reported. His family history was also
unremarkable. An extraoral examination demonstrated the
enlargement of facial soft tissues, especially in the lower
third of the face. The nasolabial fold was obliterated on
the right side, with elevation of the nasal alae (Figures 1a-
1b). Additionally, an intraoral examination revealed the
patient’s poor oral hygiene and the presence of multiple
exophytic sessile masses in the buccal and labial mucosa,
with pink to bluish color (Figures 2a-2b).

[

Figure 1: Extraoral photographs: (a) Frontal view and (b)
profile view indicating the enlargement of the lower face and
lip, obliteration of the nasolabial fold, and elevation of the nasal
alae. The lower lip had a slightly bluish-red color. A surgical
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scar on the right side of the neck (white arrowhead) related to a
previous surgery could be observed.

Figure 2: Intraoral photographs indicating exophytic masses
with a pink to bluish color: (a) Centric occlusion view and (b)
cropped mandibular occlusal view. Severe carious lesions could
be observed due to poor oral hygiene.

The prominent findings of panoramic radiograph, acquired
in the last year, were enlarged mental foramina and
multiple small radiopacities near the right mandibular
angle and the antegonial notch (Figure 3). To assess the
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quantity and quality of the mandibular bone for dental
implant placement, cone-beam computed tomography
(CBCT) scan (Newtom VGi, Verona, Italy) was
performed (FOV, 15x12 cm; 110 kV; 7.10 mAs).
Reconstructions were performed in NNT Viewer Version
8.0, and axial, cross-sectional, and 3D views were
inspected (Figures 4a-4g).

Figure 3: Panoramic radiograph indicating enlarged
mental foramina (white arrows) and multiple small
radiopacities near the right mandibular angle, near the
antegonial notch, and at the level of the coronoid process
(yellow arrows). The anterior mandibular bone was
moderately enlarged.

Figure 4: Reconstructed 3D CBCT images: (a-c) Cross-sectional views and (d) axial reconstructions (e-g), demonstrating enlarged

mental foramina (white arrows), soft tissue calcifications (red arrows), airway stenosis (yellow arrowheads), and irregular remodeling

of labial and inferior cortices (white arrowheads). A steep mandibular angle could be observed in 3D reconstructions (b).
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Soft tissue calcifications had a target-like appearance,
most compatible with phleboliths. Soft tissue enlargement
and airway stenosis were also detected in axial views.
Mandibular enlargement, cortical thickening and sclerosis,
and irregular remodeling of labial and inferior cortices
(causing surface deformities) were observed in the
anterior mandible. A steep mandibular angle and large
mental foramina were clearly detected. The diameter of
the mental foramina, measured in the cross-sectional and
axial sections, was 12.4 mm on the left side and 10.0 mm
on the right side. After analyzing the imaging features, the
patient was referred to an oral and maxillofacial surgeon
for mandibular implant placement and rehabilitation.

Discussion

HLAs are a combination of hemangioma and
lymphangioma, involving benign proliferation of blood
vessels and lymphatic vessels. These lesions are benign in
nature. Various studies have reported the presence of
HLA in the oral cavity and maxillofacial region. ** In this
paper, we described the case of a young adult patient
having HLA in the maxillofacial and neck regions, with
significant effects on both soft and hard tissues. He
required dental implant placement in the mandible due to
multiple carious teeth with a poor prognosis. To evaluate
the quality and quantity of the periodontal compartment,
CBCT is highly recommended.

In this regard, Yarmand et al. diagnosed HLA in the
buccal mucosa of a 26-year-old patient. The patient
complained of swelling, and a sessile reddish-blue lesion
was detected in the buccal mucosa. However, the lesion
was localized, with no effects on the surrounding
structures; it was subsequently resected via surgical
excisional biopsy. * Moreover, in a study by Deliverska et
al., a rare case of HLA was reported in the mandibular
bone. The lesion was radiolucent and had no effects on
teeth or cortical bone. "°

In the present study, enlargement of IANC and mental
foramen was clearly detected on both sides. A study by
Von Arx et al. reported that the average diameter of the
mental foramen was approximately 1.8 mm to 5.5 mm. '
In another study on dried adult human mandibles, Singh
et al. showed that the size of the mental foramen ranged
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from 1 mm to 5 mm on the right side (average, 2.79 mm)
and from 1 mm to 6 mm (average, 2.57 mm) on the left
side. 2 However, the diameter of the mental foramina in
our patient was larger than 1 cm (12.4 mm on the left side
and 10.0 on the right side) in the cross-sectional and axial
views.

Various studies have described neurovascular disorders as
complications of implant placement into the mental
foramen or IANC invasion. " Practitioners should be
familiar with neurovascular canal variations to avoid
injury to these anatomical structures. '* In our case,
mandibular enlargement, sclerosis, and bone remodeling
were markedly observed. Kakimoto et al. reported bone
resorption near the soft tissue, associated with vascular
lesions. ° Soft tissue enlargements in the oral cavity and
pharynx resulted in airway constriction. Lincoln et al.
reported a case of vascular anomalies, compressing the
esophagus and trachea. '® Overall, severe respiratory
constriction and obstruction due to soft tissue enlargement
should be addressed carefully.

Conclusion

Patients with maxillofacial vascular malformations, such
as hemangioma and HLA, need careful radiographic and
imaging assessments before any surgical treatment,
especially  implant  placement.  Enlargement of
neurovascular canals, especially IAN and mental foramen,
along with the presence of sclerotic bone, should be
they may

considered as important findings, as

significantly influence the surgical outcomes.
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