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Multiple lymphangiomas of the alveolar ridge
in a neonate: case study
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Abstract
A case report of bilateral lymphangiomas of the mandibular

alveolar ridge in the neonate is presented. This case is of interest
in that it constitutes the first report of multiple lymphangiomas
occurring within a single dental quadrant.

Lymphangiomas generally are regarded as ha-

martomas and as such represent a developmental mal-
formation of lymphatic vessels. The most common
intraoral site of lymphangiomas is the tongue, which
when so affected may be enlarged and referred to as
macroglossia.~,2 Lymphangiomas are classified as sim-
ple, cavernous, cellular, diffuse systemic, and cystic
lymphangiomas or hygroma. 2 Lymphangioma his-
tologically consists of numerous enlarged lymphatic
vessels lined with endothelium. These channels usu-
ally are fitted with protein-rich fluid with only a few
blood cells.~

Lymphangiomas of the alveolar ridges in neonates
were first described by Levin et al. in 1976.3 In their
study of 2092 infants, it was noted that only 55 (3.7%)
manifested lymphangiomas of the alveolar ridges.
The lesions were observed to occur only in blacks
with a definite predilection for males. The lymphan-
giomas were limited anatomically to the posterior
aspects of the maxillary ridge and to the posterior
lingual surface of the mandibular ridge. The authors
indicated that a majority of affected infants had mul-
tiple lesions, with the most common distribution
being bilateral on the mandibular alveolar mucosa.
In a similar series of cases, Jorgenson et al. 4 noted
that 4% of black neonates had alveolar lymphan-
giomas ranging in size from 1 to 9 mm in diameter.
No cases were noted in white infants and there was
a 2:1 male-to-female distribution. Most of the neo-
nates had 1 or 2 lesions, the latter being more com-
mon.

Interestingly, no cases have been described in any
series in which there were multiple lesions confined
to any single quadrant. The present report is, to the
authors’ knowledge, the first in which multiple le-
sions in a single quadrant of the mandibular alveolar
ridge are observed. This also represents the first re-
port in the dental scientific literature of lymphan-
gioma of the alveolar ridge of a neonate.

Case Report
The male patient was born after 371A weeks of ges-

tation to a 16-year-old black female via vaginal de-
livery. The birth was without incident, and the child
was the mother’s first born. At birth the child
weighed 6 pounds, 10 ounces and the only congen-
ital anomaly noted was a small "mucinous" cyst on
the right mandibular alveolar ridge. Following a
normal neonatal course in the hospital, the patient
was released with the mother.

Five days following release from the hospital, the
patient was seen in the hospital emergency room with
a complaint of diarrhea and formula intolerance. In
the subsequent 3-week period, the patient was seen
several times in a private office setting with continu-
ing difficulties secondary to formula intolerance. It
was noted that the lesion of the right side of the
mandible had persisted, and that a new lesion ap-
parently had developed on the inner aspect of the
left mandibular alveolar ridge. The mother of the
patient had indicated that the lesions appeared to
fluctuate in size. Referral to the pediatric dentistry
advanced education program was made by the at-
tending physician who registered concern regarding
the relative rapid enlargement of the lesions. Follow-
ing consultation with the pediatrician, it was decided
to take the patient to the operating room for the pur-
poses of excisional biopsy. This decision was based
on the pediatrician’s physical evaluation of the pa-
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FIG 1. Photograph of right mandibular alveolar ridge
demonstrating 2 lesions (arrows) on the lingual aspect of
the ridge. The tongue has been retracted to the right. Pho-
tograph taken prior to removal of larger, more distal lesion
in the operating room.

tient for undergoing general anesthesia and the po-
tential patient risk/benefit associated with local an-
esthesia vs. general anesthesia, especially in light of
the small operative field, and the need to obtain a
definitive histological diagnosis of the lesion.

General anesthesia was induced in the operating
room and a nasotracheal tube was inserted. At this
time 2 smaller lesions were noted, each occurring
mesial to the lesions noted earlier. It is not known
whether these lesions had developed recently, or in-
stead were overlooked initially due to their small
size. All of the lesions exhibited a cystic, fluid-filled,
bluish translucent appearance, with the largest mea-
suring approximately 1 cm in diameter (Fig 1). The
overlying mucosa appeared normal, and there was
no clinical evidence of inflammation. It was decided
to remove the posterior lesion of the left mandibular
ridge for immediate microscopic examination. The
excision extended to the depth of the alveolar bone.
Frozen section differential diagnosis indicated fibro-
ma or lymphangioma. The lesion located most pos-

terior on the right side of the mandibular alveolar
ridge then was excised and placed in 10% neutral
buffered formalin. The apparently newer, more me-
sially-placed lesions were not removed because of
potential interference with the extensive surgical ex-
cisions and feeding. It was decided instead to ob-
serve the fate of the new lesions, as similar lesions
had been noted to resolve spontaneously in previous
instances. The patient recovered from general anes-
thesia without incident and was released into the
care of the parent. The patient will be followed pe-
riodically.

Microscopic Findings
Excised formalin-fixed tissue was dehydrated in

ascending grades of alcohol, infiltrated with paraffin,
sectioned at 4 pm, and stained with hematoxylin and
eosin. Light microscopic examination of the excised
tissue revealed a benign proliferation of delicate,
thin-walled lymphatic structures exhibiting a dis-
continuous endothelium lining (Fig 2). The endothe-
lial cells were flattened with a uniform, hematoxy-
linophilic nucleus (Fig 3). The endothelium was
supported by thin, fibrous connective tissue cores,
with the tissue demonstrating an alveolar pattern.
The spaces enclosed by lymphatic structures gener-
ally appeared empty, containing only scattered lym-
phocytes along with a sparse, finely fibrillar eosino-
philic material (Fig 3). Occasional rests of odontogenic
epithelium were observed and were interpreted as
dental lamina rests (Fig 4). The tissue was covered
by a well-formed oral surface epithelium with an un-
derlying thin lamina propria (Fig 2). The diagnosis
was neonatal lymphangioma of the alveolar ridge.

Discussion
Lymphangiomas of the alveolar ridge of neonates

first were reported in 1976 in a study involving more

r^ \ '•«$• ^i

FIG 2. Photomicrograph demonstrat-
ing numerous thin-walled lymphatic
structures arranged in an alveolar pat-
tern. The overlying surface epithe-
lium and lamina propria are well
formed (H&E stain, original magnifi-
cation, 63 x).

FIG 3. A discontinuous layer of flat- FIG 4. A cluster of odontogenic epi-
tened endothelium lines thin, connec- thelium rests is present within the
tive tissue cores. Scattered lympho- lymphatic proliferation (H&E stain,
cytes and sparse, lightly fibrillar original magnification, 100 x).
material are apparent within the lym-
phatic spaces (H&E stain, original
magnification, 250 x).
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than 2000 infants. 3 A follow-up to the original article
appeared in 1982,4 reinforcing the recognition, con-
cerning this lesion, of several distinctive character-
istics. Lymphangiomas of the alveolar ridge of neo-
nates have not been reported as occurring in the
Caucasian population, and in the black population
the male-to-female distribution was approximately
2:1. The lesions often are found on the posterior lin-
gual aspect of the mandibular alveolar ridge and
multiple lesions per patient are not uncommon.3

However, this case report is the first to describe mul-
tiple lesions in a single quadrant. Levin et al. 3 indi-
cated that their population consisted of neonates from
birth to 5 days of age. Although the age of those in
the second report was indicated to be well-baby neo-
nates,4 it may be that secondary lesions of alveolar
lymphangiomas form in affected individuals at a
slightly older age, as the patient in this case was not-
ed to have additional lesions present at least 5 weeks
postpartum. Some cases reportedly have resolved
within the first 61A months of life. 3 It is most likely
that the majority of these lesions resolve sponta-
neously, as there are no reports of lymphangioma of
the alveolar ridge in young children. There has been
a recent report describing lymphangiomas of the
gingiva in a teenage patient. 5 However, the duration
of the lesions was unknown. Further, the described
histologic features were quite dissimilar from those
associated with lymphangioma of the alveolar ridge
of the neonate2

The etiology of the lymphangioma of the alveolar
ridge of the neonate is unknown, but probably in-
volves developmental factors. Histologically the le-
sion seen in this report was similar to those described
by Levin et al. 3 in that there was a benign prolifer-
ation of endothelium-lined lymphatic structures
loosely supported by thin, fibrous connective tissue
cores. In addition, the lymphatic channels were ob-
served to contain scattered lymphocytes and a finely
fibrillar material. Rests of odontogenic epithelium
also were noted in the presently reported case and
have not been described previously in connection
with this condition. Such rests in oral soft tissue from
the alveolar ridges are a relatively common finding
and, in itself, of minor significance.

The clinical presentation of lymphangioma of the
alveolar ridge of the neonate, though distinctive,
nonetheless shows some similarity to several other
conditions--dental lamina cyst of the newborn,
eruption cyst in the newborn, mucous retention phe-
nomenon (mucocele), and congenital epulis of the
newborn. It is not surprising then that examples of
lymphangioma of the alveolar ridge in the neonate
probably have been misreported as dental lamina
cyst, 7 eruption cyst, s,9 or mucous retention phenom-
enono1° Clinical photographs describing each of the

above-listed cases are strongly suggestive of lymph-
angioma of the alveolar ridge. In no instance are the
histologic features of these cases described, thus pre-
cluding precise confirmation of the diagnosis. This
notwithstanding, the clinical features of lymphan-
gioma of the alveolar ridge of the neonate are suffi-
ciently distinctive as to generally permit accurate
clinical separation of this lesion from dental lamina
cyst, eruption cyst, mucocele, and congenital epulis
of the newborn. Coupled with microscopic assess-
ment, a precise diagnosis is always possible.

Dental lamina cyst of the newborn typically pre-
sents as multiple, pale nodules affecting buccal and
lingual aspects of the alveolar mucosa in both ante-
rior and posterior quadrants.2 Microscopic features
include a thin squamous epithelium lining with de-
squamated keratin occupying the cyst lumen.

Eruption cysts have been reported in the new-
born,I~,12 presenting as fluctuant, bluish swelling of
the alveolar mucosao Significantly, these lesions al-
ways are associated with erupting teeth, and have
been found only in the mandibular incisor region in
this age group.

Though bearing some clinical resemblance to the
alveolar ridge lymphangioma, the mucous retention
phenomenon rarely, if ever, is found arising from
attached alveolar mucosa or gingiva. This observa-
tion is no doubt related to the absence in this region
of accessory salivary gland tissue. 13 The mucocele
histologically is composed of extravasated mucus,
granulation tissue, and inflammatory cell infiltrates.
In many cases, portions of accessory salivary gland
are observed histologically in the surgical speci-
men.~4

The congenital epulis of the newborn is character-
ized by an 8:1 female-to-male distribution with a
marked predilection for the anterior maxillary gin-
giva25 In contrast to the soft, cystic bluish appear-
ance of lymphangioma of the alveolar ridge, congen-
ital epulis of the newborn has been described as a
pink, firm, and often lobulated mass, ranging from a
few millimeters to 4 cm in diameter. The histologic
findings are equally distinctive, consisting of sheets
of finely granular, plump eosinophilic cells.~5

Comparison of lymphangioma of the alveolar ridge
to "typical" lymphangioma discloses some interest-
ing comparisons. Both conditions may occur congen-
itally and present as bluish, cystic swellings. How-
ever, typical lymphangioma shows no sex or racial
predilection, and is capable of reaching considerable
size, producing significant enlargement or distortion
of the tongue, neck, or other soft tissue structures,
necessitating appropriate treatment.2 Recurrence fol-
lowing attempted removal is common, and sponta-
neous regression is rare. 2 In contrast, several exam-
ples of lymphangioma of the alveolar ridge in the
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neonate apparently have resolved without treat-
ment.3
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