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Introduction:-

Temporomandibular joints (TMJs)inflammation can cause pain and limited movement of the jawand occurs in
various chronic inflammatory rheumatoid conditions (1). Such as Rheumatoid Arthritis (RA), ankylosing spondylitis
(AS) and psoriatic arthritis (PA). Clinical evidence of TMJs involvement in patients with RAis between 19 to
86%and commonly comes with TMJspain, locking and reducesmouthopening (2,3). While AS is involved in 10 to
24% of casesand most clinical features is TMJs pain, stiffness and tenderness (4). However, PA involved TMJs is
rare to happen, only 43 cases in 19 articles were reported (5).Up to the best of our knowledge only two cases in the
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literature reported involvement of TMJs in patients withUIcerative colitis (1,6).In this report we are describing a
caseof a patient with Extra-Intestinal Inflammatory Bowel Disease Who developed acute TMJs arthritis.

Case presentation

A case of 23 year old Saudi female patient known case of ulcerative colitis (UC) diagnosed by colonoscopy biopsy
back to October 2019, presented to the Outpatient rheumatology Clinic with History of 7 days of
Temporomandibular jaw pain and asymmetrical oligoarthritis (Right hand and Left knee). The left jaw pain was
continues, progressive in nature, stabbing in character, localized in the left side with radiation to temporal area ,
severe enough to affect her daily activity ,she was not able to speak , eat or even drink due to narrow mouth opening
, pain was aggravated by eating relieved partially by non-steroidal anti-inflammatory drugs (NSAIDS) , lasting for
more than 30 mins with no history of trauma. She had never experienced similar manifestation like this before. The
patient complained of morning stiffness last more than 2 hours on the small joints of her right hand including DIP ,
PIP and MCP not associated with redness or swelling, no aggravating or relieving factors.HerLeft knee pain was 7
out of 10 in severity with morning stiffness last for more than 1 hour aggravated by rest , relived by NSAIDS and
movement , no redness or swelling and no history of trauma. The patient also experienced low back pain which was
on and off with morning stiffness for 10 minutes, progressive, aggravated by rest , relived by NSAIDS and daily
movement , no history of trauma ,fecal incontinence , urinary incontinence , weakness or sensory loss. Her
symptoms also accompanied with erythematous painful rash on her extensor aspects of her left leg, associated with
swelling, no ulcer, not oozing any blood or discharge (Erythema nodosum). There was insignificant history of
weight loss less than 10% in the last 6 months from 52 kg to 47 Kg. The patient denies fever, anorexia, night
sweating, lymph node enlargement, dark or pale urine, yellowish skin discoloration. Her past medical history is
remarkable for two previous admissions, the first one was in October 2019 when she presented with bloody chronic
diarrhea, after workup and colonoscopy she was diagnosed with UC confirmed by Biopsy , second admission was in
September 2020 due to UC acute flare when she received course of 3 weeks of oral steroids. Family history is
positive for autoimmune Hashimoto hypothyroidism and Diabetes mellitus and negative for rheumatoid arthritis,
cancer or cardiac diseases. She has a history of blood transfusion of 2 packed RBC in here first admission back in
2019 due to Iron Deficiency anemia caused by UC , not followed by any acute complication of transfusion. Her
current medications are oral Tablets Mesalamine 2 g twice daily, infliximab subcutaneous injection 40 mg once per
4 weeks, iron tablets of ferrous sulfate 190 mg po once a day, with good compliance to her medication. Her systemic
review, past surgical history, allergic and travelling history were unremarkable.

On general examination the patient looks ill , mobilized , walking and talking , average body built , not cyanosed ,
pale or jaundiced , not attached to anything with no obvious deformity noted. Vitaly she was stable with Temp of
37.3C,BP:124/71 ,HR : 81 B/M, O2 saturation RA 99% , RR : 13/m, random Blood Glucose was 127 mg/dl ,
GCS of total 15/15 , alert conscious oriented to time, place and persons, cooperative and responsive. On local
examination her mouth can not be examined properly because the patient was unable to open her mouth fully, While
examining her mouth, patient had moderate tenderness over the left Temporomandibular Joint. there was swelling
but no redness with decreased range of motion. Her limb examination was remarkable for 2" and 3“MCP , PIP ,
DIP tenderness without effusion in her right hand , and left knee tenderness without effusion. Other examinations
were normal. We ordered labs for the patient such as CBC, iron studies, inflammatory markers , and chemistry. The
lab results were normal except for the CBC, iron studies and inflammatory markers which showed iron deficiency
anemia and elevated inflammatory markers. Additionally rheumatological work up were done and it was negative
RF , ANA and Anti-DS DNA . For the imaging we performed a CT scan of the mandible and teeth and it showed
flattening with erosion of the condylar process of the left mandibular joint, and there was No obvious joint effusion
or soft tissue swelling. Likely represent arthropathy, infectious process or trauma (figure 1).
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Figure 1:-

The recommended treatment for this patient is early physiotherapy because it would be beneficial, and Control of
the underlying IBD should also be optimized in patients with arthritis in collaboration with the patient's
gastroenterologist, NSAIDS continuous administration may modify disease course but may exacerbate IBD ,
NSAIDS should be administered together with proton pump inhibitor . Intraarticular corticosteroid in mono or
oligoarthritis after excluding septic arthritis. Anti-TNFs (adalimumab or infliximab) they are Effective for both axial
and peripheral manifestations, improves function and may slow progression of structural changes, Sowe
startedourpatientonUstekinumabasshedevelopedsecondaryfaluire fromInfleximab. Note that Anti-
IL12/23(Ustekinumab): works effisiontly for peripheral arthritis in IBD patient with less effectiveness on axial
arthropathies .
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Our patient at the beginning she was only able to open her mouth for only 2.5 cm(figure 2A), after 3months of
Ustekinumab biological treatment she got improved and started to open her mouth up to 3 cm (figure 2B) , after 6
months of treatment she started to open her mouth up to 4cm (figure 2C).
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(Figur,é 2A):- \ (Figure 2B):- (Figure 2C):-

Discussion:-

The diagnosis of ulcerative colitis associated with spondyloarthropathy in our case was based on clinical features,
Colonoscopy biopsy, and radiographic findings. Although there is an increased rate of family history among UC
patients (7), our patient reported no family history of the same diagnosis. However, there was positive family history
of Hashimoto's disease. due to the affect of spondylitis on the tempo-mandibular joint, patient was unable to fully
open her mouth. On imaging, there was flattening with erosion of the condylar process of the left mandibular joint.
Consistently, a previously reported case of psoriatic arthritis complained of the inability to open his mouth
completely due to the involvement of TMJ which displayed bilateral condyle ankylosis on CT scan (5).

It is estimated that 46% of IBD patients develop musculoskeletal manifestations (8). Peripheral arthritis representing
5 to 20% while spondyloarthropathies occur among up to 25% (9). Multiple cases reported TMJ involvement with
numerous types of arthritis (1,5,10). Our case is one of the few cases that report the axial involvement of TMJ in
spondylarthritis associated with UC.

Since the first aim of management is to relieve pain (3), non-steroidal anti-inflammatory drugs (NSAIDs) was used
by the patient which was partially effective in relieving her pain. Also, the patient was started on Ustekinumab as
she developed secondary failure from infliximab. An improvement was noticed as the opening of her mouth
increased from 2.5 cm to 4 cm after 6 months. Futher follow up of disease activity and Extraintenialmanfistation is
needed.

Conclusion:-

We reported in this study a case of TMJ Spondyloartheritis diagnosed in 23 year old female who is a known case for
ulcerative colitis. The patient improved after 3 months of Ustekinumab biological treatment as she previously
developed a secondary failure to infliximab.

Acknowledgement:-
We would like to thank the patient who approved his case to be published for medical evaluation.

Informed consent:
A written informed consent was obtained from the patient for this case report publication.

Declaration of interest:
Authors have no conflict of interest to be declared.

Funding sources:
Authors have not received any funding to conduct this study.

1022



ISSN: 2320-5407 Int. J. Adv. Res. 11(11), 1018-1023

Data availability statement:
All the data related to this study is available upon request.

References:-

1 .Eyanson, S., Hutton, C. E., & Brandt, K. D. (1982). Erosive temporomandibular joint disease as a feature of the
spondyloarthropathy of ulcerative colitis. Oral Surgery, Oral Medicine, Oral Pathology, 53(2), 136-140.
https://doi.org/10.1016/0030-4220(82)90277-8

2. Kroese JM, Volgenant CMC, Crielaard W, et al

Temporomandibular disorders in patients with early rheumatoid arthritis and at-risk individuals in the Dutch
population: a cross-sectional study

RMD Open 2021;7:e001485.

3- O'Connor RC, Fawthrop F, Salha R, Sidebottom AJ. Management of the temporomandibular joint in
inflammatory arthritis: Involvement of surgical procedures. Eur J Rheumatol. 2017 Jun;4(2):151-156.\

4-Benazzou, S., Maagoul, R., Boulaadas, M., el Kohen, A., elQuessar, A., Essakelli, L., Alaoui Rachidi, F.,
Benchekroun, L., Jazouli, N., &Kzadri, M. (2005). Ankylose de I’articulation temporo-mandibulaire: rare
manifestation de la spondylarthriteankylosante. Revue de Stomatologie et de Chirurgie Maxillo-Faciale, 106(5),
308-310. https://doi.org/10.1016/S0035-1768(05)86047-4

5. Wang ZH, Zhao YP, Ma XC. Ankylosis of temporomandibular joint caused by psoriatic arthritis: a report of four
cases with literature review. Chin J Dent Res. 2014;17(1):49-55. PMID: 25028690.

6-Kaya T, Karatepe AG, Gunaydin R, Sen N, Gelal F. Erosive temporomandibular joint involvement: a rare
manifestation of arthropathies associated with ulcerative colitis. South Med J. 2006 Nov;99(11):1314-5

7- Childers RE, Eluri S, Vazquez C, Weise RM, Bayless TM, Hutfless S. Family history of inflammatory bowel
disease among patients with ulcerative colitis: a systematic review and meta-analysis. J Crohns Colitis. 2014
Nov;8(11):1480-97.

8- Rogler G, Singh A, Kavanaugh A, Rubin DT. Extraintestinal Manifestations of Inflammatory Bowel Disease:
Current Concepts, Treatment, and Implications for Disease Management. Gastroenterology. 2021 Oct;161(4):1118-
1132,

9- Greuter T, Vavricka SR. Extraintestinal manifestations in inflammatory bowel disease - epidemiology, genetics,
and pathogenesis. Expert Rev Gastroenterol Hepatol. 2019 Apr;13(4):307-317.

10- Falisi, G., Gatto, R., di Paolo, C., de Biase, A., Franceschini, C., Monaco, A., Rastelli, S., & Botticelli, G.
(2021). A Female Psoriatic Arthritis Patient Involving the TMJ. Case Reports in Dentistry, 2021.

1023



