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Remission of diffuse ulcerative duodenitis in a patient
with ulcerative colitis after infliximab therapy: a case
study and review of the literature
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Although ulcerative colitis (UC) is confined to colonic and rectal mucosa in a continuous fashion, recent studies have also
demonstrated the involvement of upper gastrointestinal tract as diagnostic endoscopy becomes more available and technically
advanced. The pathogenesis of UC is not well established yet. It might be associated with an inappropriate response of host
mucosal immune system to gut microflora. Although continuous and symmetric distribution of mucosal inflammation from
rectum to colon is a typical pattern of UC, clinical feature and course of atypically distributed lesions in UC might also help us
understand the pathogenesis of UC. Herein, we report a case of duodenal involvement of UC which successfully remitted after
infliximab therapy. Endoscopic and pathologic findings before and after administration of anti-tumor necrosis factor suggest
that the pathogenesis of upper gastrointestinal involvement of UC may be similar to that of colon involvement. (Intest Res

2019;17:273-277)
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INTRODUCTION

Ulcerative colitis (UC) is characterized by chronic mucosal in-
flammation and confined to rectum and colon unlike CD
which can involve whole GI tract from esophagus to anus. Re-
cently, some studies have demonstrated the involvement of
upper GI tract in patients with UC as diagnostic endoscopy
becomes more available and technically advanced. However,
its clinical course and the association with colonic lesion are
still unknown because it is very rare. Here, we report a patient
with acute exacerbated UC and symptomatic diffuse duode-
nitis which was successfully treated with infliximab.
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CASE REPORT

A 45-year-old male who had a family history of UC visited Dae-
hang Hospital presenting with abdominal pain and frequent
(>10/day) bloody diarrhea. He was diagnosed with left-sided
UC about 10 years ago. He maintained remission with combi-
nation mesalamine therapy. The patient was admitted to our
hospital and intravenous corticosteroid (hydrocortisone 300
mg/day) was started. On admission, his body temperature
was 38.8°C. Blood test revealed elevation of CRP, leukocytosis
and mild anemia as follows; CRP 4.0 mg/dL, white blood cells
12,900/pL, and hemoglobin 10.4 g/dL. Colonoscopy showed
diffuse and ulcerative inflammation with spontaneous muco-
sal hemorrhage and profuse mucopurulent exudates from the
rectum to descending colon in a continuous and symmetric
fashion (Fig. 1A).

For a week, bloody diarrhea persisted despite intravenous
infusion of corticosteroid. The patient also complained of se-
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Fig. 1. Endoscopic findings. (A) At initial colo-
noscopy, diffuse ulcerative inflammation with
profuse exudation and spontaneous mucosal
hemorrhage. (B) At 3 months follow-up colo-
noscopy after induction therapy with infliximab,
mucosal healing showing whitish scar forma-
tion was noted. (C) At initial esophagogastrodu-
odenoscopy (EGD), diffuse edematous and ul-
cerative inflammation on the bulb and 2nd por-
tion of duodenum. (D) At 3 months follow-up
EGD after infliximab induction therapy, endo-
scopic mucosal healing was achieved on the du-
odenal mucosa showing scar change.

Fig. 2. Histopathological findings. (A) High-power magnification of duodenum showing histologic features of chronic active duodenitis.
There is a manifestation of chronic active colitis with crypt distortion, basal lymphoplasmacytosis and crypt abscess (H&E stain, x200). (B)
High-power magnification of duodenum after infliximab treatment. Note the decreased density of inflammatory cell infiltrates in lamina
propria as well as decreased active inflammation compared to those of prior medical treatment. Instead of prominent inflammatory cell
infiltrates, subepithelial fibrosis is also noted (H&E stain, x200).

vere epigastric pain and vomiting. We added proton pump in- edematous and ulcerative inflammation on the bulb and 2nd
hibitor, but his symptoms did not improve. Simple abdominal portion of duodenum (Fig. 1C). On histopathologic examina-
radiography was performed and it showed no sign of intesti- tion, marked inflammatory cell infiltration and cryptitis were
nal obstruction or toxin megacolon. We highly recommended noted without evidence of granuloma or inclusion body (in-

esophagogastroduodenoscopy (EGD) which showed diffuse tranuclear or intracytoplasmic) (Fig. 2A). Helicobacter pylori

274 www.irjournal.org



/10.5217/ir.2018.00122 o Intest Res 2019;17(2):273-277

://doi.org

https

INTESTINAL RESEARCH

*SIH0d PAPIS-U3| ‘2T '1.JAd1[BSOUIWE-G "YS\Y-G ‘9JBW ‘Al 'SIH|0D JAISUIIXS ‘€T 13jewd) Y 1|9 Jaddn ‘|9n

(=) swant
UYsSemideq '(+) dn S1}dAId pue uoie|iul UOIJBWIWBIJUI JAI}RIIIN (Apnis
40 AJois1y Ajiwed QBWwIXIJU|  [|93 Alojewiwej Ul PYI.IA puB SN0JBWP3 ASNLIQ Awo03|0) (-) 73 ured du3senida ‘buwop Gy fIN JU.INJ) "B 13 10y
QeWIXI|Jul sisojAdowseld pue Aw0323]030320.d ,.(8L07)
- & qewnuwiepy  [1ydoJinau yiim uonesdd|n SIIUSPONP NS -ued (+) - ured ouisebid3  /5/4 ‘|e 39 uolbuljjIipy
S13dAId ypm uones|iul BuIMOIIBU [BUIWN| 79 J3DIN Aw0333]0d
= QeWIXI|4u| [|93 UOIIeWIWBLUI PXIBIA| YIM BSOdNW 3|qel4 SN [e3019NS (+) = |001s Alie]  8S/IN +(€102) 1832 EQIYD
.(0107)
I ysemydeg QewIXIjju| sidAI) Auenuelb pue ewapy  Awi0323]0003004d (+) €3 eibjeiisebids pue buiiwop  61/4 e 12 eIy
sisojAdewse|d 1404W03SIP
- VSY-S -0ydwA| 319135 uoneIDIN 3SNIg  Awo1d3|0d [B10] (+) - duisebidauasisind -/ ,(G00T) e 32 lemey
(=) snapn SSO|
ysemydeq '(+) Jn aundolyieze sisoyAdewseyd SA1EPNX3 HYM Aydied Aw0323]0303001d 1ybram 'sisawa Apoo|q (002)
40 AJo1SIy Ajlwe 'p10J315021310D) pue uoioisip 1dAI)  y3m BSOINW Pa3eId|n AjRsnysiq [e101 JeaN (+) €3 -uou ‘uted [eulwopay 8¢/ |8 19 uIlsuaqny
snndAid
pue sisolAdewse|d sisodAjodopnasd Aw0323]030330.d BIZaYd01eWaY
(=) snis|1 ysemioeg p10.331S021110D) -0ydWwA| 219135 'SJ32|N pue SU0ISo4d I|din|A [e1o1gns (+) 73 ‘elbjesysebida 'easney  0g/d
SSERN] Jbueyd Jejnueib
1dAId yum sisorhoewseld pue suoIsoJa J(dinw y3m  Awiold3|0d [eI03QNS 4(1007)
(=) shia|l ysemyoeg P10J3)S021110) -oydwA| 213A35 BUWIP3 [BSOINW AQ SISOUR]S ‘Apusnbasans (-) €3 eibjensebida ‘easney  LE/N | 19 ewIySeI9|
AW0393|0d
(+) sI9yl ysemoeg p1043)S021110) SIIUPONP JAIRE M1[-JN P3QLIISIP J0N [e101gNS (+) €3 IndIN0 AWO3SO3|I JAISSIIXT /L[N
Qu1J0dsoIAd
‘Jundolyieze BayJJelp '‘BuIlIWOA
(=) siiap ysemyoeg 'p10491S021110)) SIHUPONP AL MI[-JN PIQLISIPION  AWw03I3|0d [B1O] (+) €3 '83SNBU 1UaIIN3Y  Z9/4
3|0ZepIuoJ1awW
'Juizejeseq|ns Aw0323]0d
(+) sniap ysemydeg 'p10431S021110)) SIIUPONP JAIIE M1[-JN P3QLIISIP 10N [elogns (+) €3 woldwAs snijo) 0z ,(0002) ‘18 32 Z3plep
Awo013310303004d )N 4o (1A) abe
SIUSWIWOI J3Y1Q JusiIeal| S3.n3e3y 2160|03SIH SaJnyeay didodsopu] 10 AIGISIH g woyrdwAs (9N s (1eaA) Joyany

(JU3S31d 03 000Z WOJH) DN O JUSWIAJOAU| [eUIpON( 4ddn BUIUIIUOY SINTBIYT U} JO MIAIAJY °| 3|qeL

275

l.org

www.lirjourna



Yong-Sung Choi, et al. * Remission of diffuse ulcerative duodenitis in a patient with UC

was not detected. We started standard induction therapy of
infliximab (300 mg infusion at 0, 2nd, and 6th weeks). His epi-
gastric symptom and bloody diarrhea improved abruptly. Three
months later, follow-up colonoscopy and EGD showed muco-
sal healing with whitish scarring (Fig. 1B and D). On histopath-
ologic examination of duodenal mucosa, there was decreased
density of inflammatory cell infiltrates in lamina propria with
decreased active inflammation compared to those at prior
medical treatment. Instead of prominent inflammatory cell
infiltrates, subepithelial fibrosis was noted (Fig. 2B). After more
than 1 year, the patient is still sustaining clinical remission with
infliximab maintenance therapy.

DISCUSSION

UC is an idiopathic IBD characterized by mucosal inflamma-
tion in a continuous fashion from rectum to colon. However,
recent studies have reported that colonic skip lesions such as
patchy or segmental inflammation can be found in patients
with UC as well as CD."” Another exception of conventional
definition of UC can also be encountered in practice. Some
case reports have demonstrated gastroduodenal or enteric in-
volvement of UC along with advancement of endoscopic im-
aging techniques.”® Thompson and Bargen® firstly reported 2
cases of ulcerative duodenitis in patients with UC in 1960.
Since then, some case reports or cases series have been pub-
lished (Table 1).”"* In 1990s, Ruuska et al.’ prospectively evalu-
ated upper GI involvement of 47 pediatric UC patients (eso-
phageal ulcer in 2, gastritis in 22, duodenitis or duodenal ulcer
in 18) and designated them simply as “nonspecific inflamma-
tion.” Japanese reports suggested that the prevalence of gastro-
duodenal involvement of UC was 4.7% to 7.6%. Such involve-
ment of UC was only found in cases with pancolitis or in cases
with proctocolectomy.'""

Symptoms of gastroduodenal involvement may vary, includ-
ing epigastric pain, nausea and vomiting. Asymptomatic or
screening cases are more common, accounting for 60% to 75%

of cases."""”

In our case, the patient had severe epigastric pain,
which was different from the usual pattern or location of UC.
The symptom did not improve despite intravenous injection of
proton pump inhibitor. After induction therapy with infliximab,
his epigastric symptom improved abruptly before clinical im-
provement of UC symptoms such as diarrhea and hematoche-
zia. Histopathologic characteristics of duodenitis of UC is simi-
lar to UC, showing neutrophilic cryptitis, crypt abscess and
basal lymphoplasmacytosis without pathognomonic finding.

276

INTESTINAL RESEARCH

Therefore, other chronic conditions such as Helicobacter-relat-
ed gastroduodenitis, CD, lymphoma and opportunistic viral in-
fections need to be ruled out for differential diagnosis.
Standard therapy for gastroduodenitis of UC has not been
established yet. However, for a symptomatic case, 5-amino-
salicylate, corticosteroid and anti-TNF can be used, similar to
treatment for colitis of UC. In literature review, 3 cases of dif-
fuse duodenitis of UC have been successfully treated with an-
ti-TNF (Table 1)."*'>'° All of them were proctocolectomized
cases, so only gastroduodenal mucosa was evaluated by EGD.
However, in our case, we could compare endoscopic and mi-
croscopic findings of both colon and duodenal inflammation
before and after infliximab therapy (Figs. 1 and 2). Follow-up
EGD and colonoscopy demonstrated simultaneous endo-
scopic and pathologic remission of both duodenal and colonic
mucosal inflammation as well as clinical remission. This
might be associated with common pathogenic process in up-
per Gl inflammation of UC, although the pathophysiology of
UC s not well-known yet. In the case of upper gastroduodenal
involvement of UC without symptom, it is currently unclear
whether it might be related to poor prognosis like CD or it
may require medical therapy targeting upper GI inflamma-
tion. Given the fact that most cases with upper GI involvement
of UC had pancolitis or underwent proctocolectomy; it might
be associated with extensive or severe behavior of UC. Simi-
larly, the clinical significance of periappendiceal orifice in-
flammation or right-sided skip inflammation of UC is contro-

. 2,17,
versial."**"®

Long-term clinical course of UC with upper GI
tract as well as colonic skip inflammation should be evaluated
to elucidate the pathophysiology of UC.

In conclusion, here we report a patient with acute exacer-
bated UC and symptomatic diffuse duodenitis successfully
treated with infliximab. This case demonstrates that endosco-
pic and pathologic remission of mucosal inflammation of up-
per Gl tract and colonic lesion of UC can be achieved by inflix-
imab. This suggests that the pathogenesis of upper Gl involve-
ment of UC may be similar to that of colon involvement. We
believe that this case can help us understand various behav-
iors of UC and predict its clinical course.
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