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ABSTRACT

Aim: Langerhans cell histiocytosis or LCH is an atypical cancer originating form histocytes. Dental
manifestation may mimic aggressive form of periodontitis with gingival overgrowth and bleeding,
advance alveolar bone loss as well as generalized mobility of tooth. The ambiguity of its clinical
features is one of the factors that makes identifying the disease a difficult task.

Presentation of Case: A 30 years old Malay man came with complain of gingival swelling and
bleeding on the upper right quadrant associated with bad breath, scarce saliva, generalized tooth
mobility, and whitish slough on the gingiva. The condition however does not present with pain or
any systemic condition. The patient claimed to be systemically healthy. Intraoral examination
displayed a diffused, erythematous swelling over attached gingiva on the maxillary posterior buccal
region bilaterally along with sign of loss of pyramidal shape and ulceration with a punched-out
profile covered by necrotic slough.

Discussion: Diagnosis of LCH is done with the aid of immunohisto chemical analysis of CD1a and
S100. The clinical course of LCH is highly unpredictable and irregular, improvement noticeable
with conventional periodontal treatments in controlling the oral manifestations of LCH on early
course of the disease.

Conclusion: Proper multidisciplinary approach is essential in the management for the benefit of
the patient in such rare entity.
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1. INTRODUCTION

Langerhans cell histiocytosis or LCH is an
atypical cancer originating form histocytes, a
family of dendritic cells that has a role in the body
immunity. Adult-onset LCH incidence is
extremely rare, reporting 0.07 cases per million
[1]. The abnormal proliferation of CD1a positive
Langerhans cell is the main characteristic of
LCH. These abnormal multiplying of LCH causes
accumulation of the cells to specific part of the
body [2]. Bone is the commonest organ to be
involved. The most frequent site is on the skull
(57%), this is then followed by vertebrae (30%)
and the maxilla and mandible (26%) [3]. Dental
manifestation may mimic aggressive from of
periodontitis with gingival overgrowth and
bleeding, advance alveolar bone loss
as well as generalized mobility of tooth [4]. The
ambiguity of its clinical features is one of the
factors that makes identifying the disease a
difficult task.

2. PRESENTATION OF CASE

A 30 years old man came with complain of
gingival swelling and bleeding on the upper right
quadrant associated with bad breath, scarce
saliva, generalized tooth mobility, and whitish
slough on the gingiva. Patient claimed to be
systemically healthy. Intraoral examination
displayed a diffused, erythematous swelling over
attached gingiva on the maxillary posterior
buccal region bilaterally along with sign of loss of
pyramidal shape and ulceration with a punched-
out profile covered by necrotic slough (Fig. 1).
Miller Grade 1l mobility was noted for majority of
the tooth. The results of the baseline periodontal
examination revealed a mean probing depth (PD)
was 4.4 mm, with a maximum value of

10 mm. 114 out of 168 sites (67%) had a PD of
24 mm.

Orthopantomogram was taken (Fig. 2) showing
extensive irregular pattern of peri radicular lesion
and perforated floor of the right maxillary sinus.
On the mandible demonstrating scoop-out
pattern of lesion bony resorption with the
preservation of alveolar crest distal to 34 and
intact furcation alveolar segment of 36.

No abnormalities were detected in both the
biochemical and laboratory tests showing no
other involvement except for oral region. Through
the case presentation, differential diagnosis of, 1)
Generalized Aggressive Periodontitis and 2)
Necrotizing Ulcerative Periodontitis.

Biopsy including both hard tissue and soft tissue
on the subsequent review were done due to
recurrence of the ulceration and was verified for
CD1a and S100 immunohistochemistry test
(Fig. 4). The neoplastic cells exhibited nuclear
groove or indented vesicular nuclei with
prominent nucleoli and indistinct cell border
(Fig. 3). Patient is diagnosed with Periodontitis
as a manifestation of systemic disease
(Langerhans cell histiocytosis).

The management consist of oral hygiene
protocol with full mouth scaling and root
debridement with antibiotic adjunct of a

combination of Amoxicilin 500 mg and
Metronidazole 400 mg administered for one
week, along with the use of chlorhexidine
mouthwash 0.2% and chlorhexidine gel for 2
weeks. Initial clinical improvement was seen
(Fig. 5), patient is then planned for local
steroid injection of affected site under local
anesthesia.

Fig. 1. Ulceration with a punched-out profile covered by necrotic slough



Ariffin et al.; AUDS, 3(4): 8-11, 2020; Article no.AJDS.60334

Fig. 4. Histiocytic cells demonstrate diffuse
strong positivity for CD1a and focal positivity

Fig. 2 Scoop-out pattern of lesion bony for S100 (dark stained)
resorption with the preservation of alveolar
crest distal to 34 3. DISCUSSION

Final Diagnosis was made with the aid of
immunohistochemical analysis. The hallmark of
LCH is via assessment of S100 and CD1 on
tissue biopsy [5], in relation to the case soft
tissue and hard tissue biopsy reveals presence
of focal area of diffused sheets of large pale
staining histiocytic cells. The clinical course of
LCH is highly unpredictable and irregular, with
regards to the case improvement were noticed
with conventional periodontal treatments in
controlling the oral manifestations of LCH on
early course of the disease.

Curettage of lesion bearing site in cases of small
lesions of 2 cm or less may be sufficient leading
to consequent healing making further
intervention irrelevant. For massive lesion, total
curettage is not recommended [6]. In cases of
multiple system LCH, the principal management
based is the utilization of a combination of
chemotherapy regime of Vinblastine, bleomycin,

Fig. 3. Histology of Buccal Gingiva 36, Pale

staining histiocytic cells exhibiting nuclear

groove & indented nuclei with indistinct cell
border (coffee bean/kidney shaped)

bl

Fig. 5. Initial clinical improvement

AN



methotrexate (VBL) 6 mg/m2 intravenousl)é
and a weekly oral bolus of 40 mg/m
daily prednisolone for the total period of 6 weeks

[71.
4. CONCLUSION

Dental practitioners in dealing with daily patients
should be aware of any clinical signs that hint of
deviation of common clinical findings. The
ambiguity between clinical manifestation of
systemic diseases and common oral disease
may lead to under diagnosis in such cases.
Proper multidisciplinary approach is essential in
the management for the benefit of the patient in
such rare entity.
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