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Abstract

Oral ulcers commonly occur in Behçet disease, but severe alveolar bone loss is rarely documented. We
report a case where marked periodontal destruction preceded the diagnosis of suspected intestinal Behçet
disease. A 21-year-old man presented with extensive palatal ulcers and severe maxillary alveolar bone loss
extending to the root apices. Radiographic examination revealed localized bone destruction confined to
the palatal region. Subsequent evaluation revealed intestinal lesions characteristic of Behçet disease. A
combination of systemic medications (prednisolone, mesalazine, and infliximab) and periodontal care
stabilized both oral and intestinal conditions. This case highlights that severe alveolar bone destruction can
manifest as a complication of intestinal Behçet disease, underscoring the importance of thorough oral
examinations and integrated medical-dental care.
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B ehçet disease is a chronic multisystem
inflammatory disorder characterized
by recurrent oral ulcers, genital ulcers,

ocular inflammation, and skin manifestations.1

It occurs with notably higher frequencies in
the Eastern Mediterranean and East Asian re-
gions, with reported prevalence rates ranging
between 13 and 20 per 100,000 individuals
in Japan and 400 per 100,000 individuals in
Turkey.1

Gastrointestinal involvement, occurring in
approximately 3% to 60% of patients, repre-
sents a distinct subset known as intestinal Beh-
çet disease and can substantially impact patient
outcomes.2,3 Although recurrent oral aphthous
ulcers are a cardinal manifestation and major
diagnostic criterion of Behçet disease, occurring
in 95% to 100% of patients,2 the spectrum of
oral involvement often extends beyond typical
ulcerative lesions. Some patients develop severe
periodontal inflammation and tissue destruc-
tion, suggesting a broader impact on oral
health.4 However, the relationship between
periodontal breakdown and systemic manifes-
tations, particularly in intestinal Behçet disease,
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remains poorly understood.5 The heterogeneity
of oral manifestations poses substantial diag-
nostic challenges, especially when severe peri-
odontal destruction precedes other systemic
symptoms.

In this report, we present a case of sus-
pected intestinal Behçet disease where severe
localized alveolar bone loss preceded the diag-
nosis of intestinal involvement. This unusual
presentation highlights 2 critical aspects: the
potential for severe periodontal destruction
as an early manifestation of systemic disease
and the importance of collaborative medical-
dental care in diagnosis and management.
The case can expand our understanding of
the oral manifestations in Behçet disease and
underscores the importance of comprehensive
oral examination in disease surveillance,
which may facilitate earlier diagnosis and
improved patient outcomes.

CASE PRESENTATION
A 21-year-old man presented with multiple,
painful palatal ulcers, tooth mobility, and
recurrent nonbloody loose stools. He had no
i.org/10.1016/j.mayocpiqo.2025.100612
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ocular or joint involvement. He had a white,
spotted pubic rash that resolved 2 years before
presentation. On the basis of its clinical pre-
sentation, this rash does not fully align with
the dermatological criteria outlined in the In-
ternational Criteria for Behçet disease (ICBD;
2014), which include papulopustular lesions,
pseudofolliculitis, erythema nodosum, and su-
perficial thrombophlebitis. However, it may
still represent a nonclassical cutaneous mani-
festation of Behçet disease. Six months before
presentation, he developed a painful palatal
gingival ulcer unresponsive to antibacterial
treatment. Worsening symptoms prompted
referral to oral surgery and periodontics,
where necrotizing periodontitis was suspected.

The medical history and blood test results
at that juncture were unremarkable. Physical
examination showed palatal pseudomembra-
nous ulcerations from the right to left maxillary
second molars with pronounced gingival reces-
sion (Figures 1A-C). Cone-beam computed to-
mography revealed severe localized alveolar
bone resorption from the right to left maxillary
second molars, with bone loss extending to the
root apices in the axial view (Figure 1D) and
FIGURE 1. Initial oral examination and radiographic fin
Intraoral photographs showing extensive palatal aphth
resorption confined to the palatal region: occlusal view
(D-F) Cone-beam computed tomography images de
showing extensive bone resorption in the bilateral post
and left (F) molar regions showing bone loss extendin
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sagittal views of the right (Figure 1E) and left
(Figure 1F) sides. No dermatologic manifesta-
tions were evident.

Despite no abnormal findings on esophago-
gastroduodenoscopy, colonoscopy revealed an
oval-shaped cecal erosion (Figure 2A) and
chronic lower rectal inflammation (Figure 2B)
characterized by fine granular and nodular
mucosae resembling lymphoid follicular procti-
tis. Histopathologic examination revealed cryp-
titis. No granulomas were detected in the
cecum. We considered that he also had previ-
ous episodes of recurrent stomatitis and pubic
rash, manifestations of the ICBD, and the
oval-shaped cecal erosion could be endoscopic
findings of intestinal Behçet disease. Indeed, in-
testinal Behçet disease usually affect ileocecal
mucosa and has round erosions.6 Hence, intes-
tinal Behçet disease was suspected.

Prednisolone was initiated, with consider-
able improvement within a month. Subse-
quently, mesalazine (3 g) and colchicine
(0.5 mg) were introduced with ongoing
endoscopic evaluation. Tapering predniso-
lone resulted in worsening of the intestinal
ulceration, as noted on colonoscopy. Oval-
dings of maxillary alveolar bone resorption. (A-C)
ae with severe root exposure and alveolar bone
(A), right palatal view (B), and left palatal view (C).
monstrating severe alveolar bone loss: axial view
erior regions (D), and sagittal views of the right (E)
g to the root apices.
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FIGURE 2. Disease progression and treatment response. (A-H) Endoscopic images of the gastrointestinal
tract at various stages of treatmentd(A, B) initial consultation: (A) oval-shaped cecal erosion and (B)
chronic lower rectal inflammation; (C, D) after prednisolone therapy: (C) multifocal oval-shaped erosions
in the ascending colon and (D) chronic lower rectal inflammation with subtle erosions; (E, F) After
azathioprine treatment: (E) exacerbation of ulcers in the ascending colon and (F) development of oval-
shaped erosions in the lower rectum; and (G, H) After infliximab therapy: (G) resolution of ulcers in
the ascending colon and (H) significant improvement in oval-shaped ulcers in the lower rectum. (I-K)
Posttreatment oral findings demonstrating improvements in ulceration: occlusal view showing epithelial
regeneration in the previously ulcerated palatal region (I), right palatal view (J), and left palatal view (K).

SEVERE BONE LOSS IN SUSPECTED INTESTINAL BEHÇET’S
shaped ulcers (Figure 2C), typical of intesti-
nal Behçet disease, were detected after nega-
tive cytomegalovirus staining. Further,
subtle erosion was detected in the lower
rectum (Figure 2D). Considering disease
exacerbation after prednisolone tapering,
azathioprine was administered.

Genetic testing revealed the ARG/ARG ge-
notype of NUDT15, a marker associated with
azathioprine sensitivity. Therefore, to address
the refractory nature of the oral and intestinal
symptoms, azathioprine 50 mg was initiated.
After 2 months, the stools became solid.
Despite oral and bowel symptom ameliora-
tion, follow-up colonoscopy showed an in-
crease in the number and size of ulcers
(Figures 2E and F). Consequently, infliximab
(5 mg/kg) was infused intravenously every 8
weeks for treating intestinal Behçet disease.
Mayo Clin Proc Inn Qual Out n June 2025;9(3):100612 n https://do
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Follow-up colonoscopy demonstrated ulcer
resolution in the ascending colon and substan-
tial improvement of ulcers in the lower rectum
(Figures 2G and H).

Further treatment included diligent peri-
odontal care and continued pharmaco-
therapy. After the initiation of systemic
corticosteroid therapy (prednisolone), mesa-
lazine, and colchicine combined with
comprehensive periodontal treatment, the
oral ulcerations substantially improved,
showing epithelial regeneration in the palatal
region (Figures 2IeK). Occasional recurrence
of mild localized oral ulcers was evident. The
overall oral and gastrointestinal condition was
stable. Follow-up dental radiographs indi-
cated no further progression of maxillary
alveolar bone resorption, suggesting peri-
odontal condition stabilization.
i.org/10.1016/j.mayocpiqo.2025.100612 3
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Written informed consent was obtained
from the patient for the publication of this
case report and any accompanying images.

DISCUSSION
This case report highlighted 2 substantial
findings in a patient with suspected intestinal
Behçet disease: extensive alveolar bone
resorption with bone loss extending to the
root apices, representing a novel oral manifes-
tation, and severe oral symptoms, including
painful stomatitis, marked gingival recession,
and increased tooth mobility, preceding the
diagnosis of suspected intestinal lesions.
This case highlights the importance of a
multidisciplinary approach in managing sus-
pected intestinal Behçet disease with severe
oral manifestations. These findings suggest a
potential link between severe periodontal
deterioration and systemic manifestations of
Behçet disease, particularly its suspected in-
testinal form.

The severe alveolar bone resorption
observed in this case is a rarely reported oral
manifestation of Behçet disease, although oral
ulcers are well documented.7 Severe and
extensive alveolar bone resorption in a patient
with suspected intestinal Behçet’s disease has
not been reported previously. This finding
can expand our understanding of the potential
oral complications of Behçet disease. Previous
studies have primarily focused on aphthous
ulcers as the primary oral manifestation. How-
ever, our case demonstrated that oral involve-
ment may be more extensive and serious. The
severity of alveolar bone loss suggested a
possible connection between the inflammatory
processes in Behçet disease and accelerated
periodontal breakdown. However, the reason
for such substantial ulceration and concentra-
tion of alveolar bone resorption solely in the
palatal region remains unclear, warranting
further investigation.

Our case emphasizes the potential of oral
symptoms as an early indicator of suspected
intestinal Behçet disease. The presence of mul-
tiple aphthae (particularly on the palate) and
severe alveolar bone resorption should prompt
clinicians to consider the possibility of under-
lying intestinal diseases, including Behçet
disease, which may otherwise remain
Mayo Clin Proc Inn Qual Out n June 2025
undiagnosed. This aligns with a recent study’s
findings suggesting a complex interplay be-
tween oral health and systemic inflammatory
conditions.4 Considering that untreated bacte-
rial infections associated with such oral mani-
festations can lead to further bone resorption
and subsequent tooth loss, prompt and thor-
ough examination and treatment are impor-
tant. This unique presentation highlights the
need for dental professionals to remain vigilant
when examining patients with suspected sys-
temic inflammation.

Although the pubic rash in this case was a
genital ulcer caused by Behçet disease, this
case did not meet the 1987 Japanese diag-
nostic criteria for Behçet disease.8 However,
if this assumption is true, it aligned with the
1990 International Study Group criteria9 and
2006 ICBD.10

Diagnostic criteria for intestinal Behçet dis-
ease define ulcers as typical if they meet all the
following conditions: <5 in number, oval in
shape, deep, with discrete borders, and
located in the ileocecal area. Ulcers that do
not meet all these conditions are classified as
atypical.6 Then, the presence of Behçet disease
symptoms is used to distinguish among defi-
nite, probable, suspected, and undiagnosed
Behçet disease.

When applying these diagnostic criteria to
this patient, the ulcers were classified as atyp-
ical owing to their distribution. The presence
of Behçet disease symptoms, including oral
and pubic ulcers, led to its classification as
probable intestinal Behçet disease. However,
because a definitive diagnosis can only be
made after observing the disease course over
time, we present this case as suspected intesti-
nal Behçet disease.

This study’s clinical implications are
diverse. First, this case emphasizes the impor-
tance of oral health as a key, yet often
neglected, component of systemic disease
surveillance, especially in the context of Beh-
çet disease. Second, it highlights the need for
a multidisciplinary approach in diagnosing
and treating complex cases presenting with
oral ulcerations and alveolar bone loss. These
observations align with recent recommenda-
tions for the integrated care of autoimmune
diseases.11 In practice, this would involve
;9(3):100612 n https://doi.org/10.1016/j.mayocpiqo.2025.100612
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collaborative clinics where dentists, peri-
odontists, rheumatologists, and gastroenter-
ologists jointly assess patients with
suspected Behçet disease. Such a strategy
may facilitate earlier detection of intestinal
involvement and more comprehensive man-
agement, potentially improving the long-
term outcomes in these patients.

This case also has certain implications in
the current classification of periodontal dis-
eases. The 2017 World Workshop on the
Classification of Periodontal and Peri-Implant
Diseases and Conditions introduced a new
system for categorizing periodontitis and
peri-implant diseases, recognizing the poten-
tial systemic effects of periodontal dis-
eases.12,13 This classification also provides
case definitions and diagnostic considerations
for systemic diseases affecting the periodontal
attachment.14 However, Behçet disease is not
currently listed among the systemic diseases
directly manifesting as periodontitis. Our find-
ings suggest that severe alveolar bone loss may
be a manifestation of intestinal Behçet disease,
which warrants its inclusion in this classifica-
tion in future updates.

This case revealed the occurrence of se-
vere alveolar bone resorption as a possible
manifestation of intestinal Behçet disease,
which is a seldom reported finding. This
highlights the need for thorough oral exami-
nations in patients with suspected Behçet dis-
ease and emphasizes the importance of a
multidisciplinary approach. Dental profes-
sionals and gastroenterologists should
consider intestinal Behçet disease in patients
with severe periodontal symptoms and
gastrointestinal issues.

Our study revealed a gap in the research
on oral manifestations specific to Behçet dis-
ease, particularly regarding severe periodontal
involvement. These insights could inform
future clinical guidelines and improve patient
outcomes through enhanced integrated health
care. Our findings may also contribute to
future updates of periodontal and peri-
implant condition classifications.

Further research should explore the mech-
anisms linking intestinal inflammation and
alveolar bone loss in Behçet disease, poten-
tially leading to targeted therapies and
improved outcomes. This case highlights the
evolving nature of disease classification and
Mayo Clin Proc Inn Qual Out n June 2025;9(3):100612 n https://do
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the need for ongoing reassessments based on
new evidence.
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