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Purpose: To investigate the clinical characteristics of idiopathic orbital inflammatory disease (IOl) with paranasal sinusitis.
Methods: This study is a retrospective, comparative case series of patients who were diagnosed with 101 between January 2009
and December 2016. This study included patients with available medical and radiologic data at diagnosis and who patrticipated
in follow-up for more than 12 months after treatment. The patients were divided into two groups according to accompaniment of
paranasal sinusitis and were compared.

Results: Among 101 patients with 101, 13 (12.9%) were identified to have paranasal sinusitis. The incidence of pain was higher
in patients with sinusitis (69.2%) than in patients without sinusitis (25.0%, p = 0.003). More patients with paranasal sinusitis ex-
perienced recurrence after systemic steroid therapy (69.2%) than in the other group (34.1%, p = 0.033). Additional im-
munosuppressants and/or radiation therapy were needed only in 9.1% patients without sinusitis but in 38.5% patients with sinus-
itis (p = 0.039).

Conclusions: 10l patients with sinusitis showed a significantly higher recurrence rate. More careful follow-up of patients during
steroid tapering and treatment of sinusitis might be helpful to prevent recurrence of IOI.
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Table 1. Clinical manifestations in patients with idiopathic orbital inflammation

Patients with sinusitis Patients without sinusitis

(13 patients) (88 patients) PN

Sex (male:female) 9:4 42:46 0.250
Age (years, mean) 48.3 45.5 0.587
Symptom duration (months, mean) 5.1 7.1 0.575
Total follow up (months, mean) 22.0 27.9 0.665
Unilateral:Bilateral 10:3 71:15 0.916
Initial symptom (n, %)

Eyelid swelling 10 (76.9) 51 (58.0) 0.317

Proptosis 6 (46.2) 25 (28.4) 0.331

Pain 9 (69.2) 22 (25.0) 0.003"

Palpable mass 1(7.7) 13 (14.8) 0.795

Diplopia 3(23.1) 5(.7) 0.732

Decreased vision 1(7.7) 18 (23.4) 0.701
Location (n, %)

Lacrimal gland 3(23.1) 39 (44.3) 0.250

Intraocular muscle 4 (30.8) 33 (37.5) 0.872

Lacrimal gland + intraocular muscle 3(23.1) 5(12.5) 0.106

Diffuse infiltration of retrobulbar fat 3(23.1) 11 (5.7) 0.548
Sclerosing disease (pathology) /7 8/22 0.271
IgG4-related disease (n, %) 4 (30.8) 12 (13.6) 0.114
Treatment (n, %)

Only systemic steroid 8 (61.5) 80 (90.9) 0.039"

+ Additional immunosuppressants* 1(7.7) 22.3)

+ Radiation 2 (15.4) 33.4

+ Additional immunosuppressants and radiation 2 (15.4) 3(3.4)
Outcome (n, %)

Recurrence >1 9 (69.2) 30 (34.1) 0.033'

Values are presented as n (%) unless otherwise indicated.

IgG4 = immunoglobulin G4.

“Per oral methotrexate, azathioprine, and cyclosporine in addition to systemic steroid; "Significant p-values. p-values < 0.05 are considered to
be statistically significant.

Table 2. Clinical manifestations at the initial visit in idiopathic orbital inflammation patients with sinusitis

. Symptom duration Radiologic finding Follow uj
SLR R L O SRS S R i) ymIEmonﬂls) Location of inflammation Sinusitis g5 (months)p
1 Male/54 Eyelid swelling and pain (OU) 4 Diffuse M+ E (6] 40
2" Female/35 Eyelid swelling, pain and proptosis (OD) 1 Myositis M+ E o 12
3 Male/48 Eyelid swelling, proptosis, pain and 3 Diffuse M X 35
blurred vision (OS)
4  Male/71 Proptosis and pain (OD) 12 Dacryoadenitis + Myositis M X 96
5 Female/59 Eyelid swelling (OS), and diplopia 1 Dacryoadenitis + Myositis M X 60
6  Male/40 Pain (OD) 0.50 Myositis M X 40
7 Male/60 Eyelid swelling, proptosis (OS) and 36 Dacryoadenitis + Myositis M (0] 27
diplopia
8 Female/41 Eyelid swelling, proptosis, pain (OS) 0.75 Diffuse E X 12
and diplopia
9  Female/19 Eyelid swelling, pain and palpable mass (OD) 0.25 Dacryoadenitis E X 12
10 Female/41 Pain (OS) 0.50 Myositis M X 20
11 Male/50 Eyelid swelling, and pain (OU) 0.25 Myositis M+ E X 72
12 Male/51 Eyelid swelling and proptosis (OU) 3 Dacryoadenitis M+ E X 12
13 Male/45 Eyelid swelling (OD) 0.25 Dacryoadenitis M+ E X 11

OU = oculus unitas; OD = oculus dexter; OS = oculus sinister; M = maxillary sinusitis; E = ethmoid sinusitis; I[gG4-RD = immunoglobulin
G4-related disorder.
"lllustrations for radiological and histochemical analysis of Case 2 are provided in Figure 1.
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Figure 1. Treatment and outcome for patients with orbital inflammatory disease. More patients with paranasal sinusitis experienced re-

currence after systemic steroid therapy (69.2%) than in the other group (34.1%, p

= 0.033). Additional immunosuppressants and/or radia-

tion therapy were needed only in 9.1% patients without sinusitis but in 38.5% patients with sinusitis (p = 0.039). IOI = idiopathic orbital

inflammation.
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Figure 2. Facial photograph and orbital computed tomography (CT) in a patient who visited our clinic with a 1-month history of pain
and proptosis in the right eye, and diplopia (case 2). (A, B) Facial photograph at initial visit shows proptosis in the right eye. (C)
Initial CT results revealed infiltration of the right inferior orbital area with ipsilateral maxillary sinusitis. She experienced repetitive
inflammation despite of systemic steroid therapy and additional immunosuppressants. (D) The follow-up CT taken after functional
endoscopic sinus surgery for maxillary sinusitis. She stopped systemic steroid and additional immunosuppressant, and maintained

without recurrence.
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