
common benign cause of  this situation is adenoma of  
the ma�o�� �a�i��ama�o�� �a�i��a[2,3].� �the�� benign masses of the ma�o�� �the�� benign masses of the ma�o��es of the ma�o�� of  the ma�o�� 
�a�i��a ���esenting as acute ��ecu����ent �anc��eatitis a��ea��e 
ext��eme�y ��a��e[���]���].� �e desc��ibe a ��a��e case of unex�osed�e desc��ibe a ��a��e case of  unex�osed 
ty�e am�u��a��y adenomyoma ���esenting as acute ��ecu����ent 
�anc��eatitis.� 

CASE REPORT
A� ���yea���o�d �oman �as admitted to ou�� de�a��tment due ���yea���o�d �oman �as admitted to ou�� de�a��tment due�as admitted to ou�� de�a��tment dueadmitted to ou�� de�a��tment duedue 
to se�e��e e�igast��ic �ain fo�� one day.� �he denied a�coho�se�e��e e�igast��ic �ain fo�� one day.� �he denied a�coho�e�igast��ic �ain fo�� one day.� �he denied a�coho� �ain fo�� one day.� �he denied a�coho� 
intake and use of  any d��ugs o�� medications.� �i�e yea��s ago,�i�e yea��s ago, yea��s ago, 
she �as admitted to ou�� hos�ita� fo�� simi�a�� sym�toms.��as admitted to ou�� hos�ita� fo�� simi�a�� sym�toms.� to ou�� hos�ita� fo�� simi�a�� sym�toms.�to ou�� hos�ita� fo�� simi�a�� sym�toms.�fo�� simi�a�� sym�toms.�sym�toms.�.� 
A�t the time, se��um chemist��y ana�ysis ��e�ea�ed 3�/11 
U/L (0��0 U/L) as�a��tate/a�anine aminot��ansfe��ase,as�a��tate/a�anine aminot��ansfe��ase,a��tate/a�anine aminot��ansfe��ase,��tate/a�anine aminot��ansfe��ase,tate/a�anine aminot��ansfe��ase,ate/a�anine aminot��ansfe��ase,/a�anine aminot��ansfe��ase, 
85 U/L (39�11� U/L) a�ka�ine �hos�hatase, 1.�3 mg/dL a�ka�ine �hos�hatase, 1.�3 mg/dLa�ka�ine �hos�hatase, 1.�3 mg/dL 
(0.�2�1.�2 mg/dL) tota� bi�i��ubin, �290 IU/L (�0�1�0 IU/L) 
amy�ase, and 152� IU/L (0��0 IU/L) �i�ase.� A�bdomina�my�ase, and 152� IU/L (0��0 IU/L) �i�ase.� A�bdomina�/L (0��0 IU/L) �i�ase.� A�bdomina�L (0��0 IU/L) �i�ase.� A�bdomina�A�bdomina�bdomina� 
CT scan sho�ed acute �anc��eat i t i s and mu�t i� �eand mu�t i� �e 
�e��i�anc��eatic f�uid co��ections.� �o�� �e��sona� ��easonsf�uid co��ections.� �o�� �e��sona� ��easonsions.� �o�� �e��sona� ��easons 
she ��efused fu��the�� e�a�uation and �as discha��ged afte�� 
��ecei�ing conse���ati�e t��eatment fo�� 1 mo.� �u��ing the�u��ing the 
second admission, �abo��ato��y data ��e�ea�ed ��/�9 U/L 
(0��0 U/L) as�i��ate/a�anine amino t��ansfe��ase, 90 U/L as�i��ate/a�anine amino t��ansfe��ase, 90 U/L/a�anine amino t��ansfe��ase, 90 U/L 
(39�11� U/L) a�ka�ine �hos�hatase, 0.�� mg/dL (0.�2�1.�2 (0.�2�1.�22�1.�2 
mg/dL) tota� bi�i��ubin, 1�1� IU/L (�0�1�0 IU/L) amy�ase,, 1�1� IU/L (�0�1�0 IU/L) amy�ase,1�1� IU/L (�0�1�0 IU/L) amy�ase, 
and 1353 U/L (0��0 IU/L) �i�ase.� �the�� �abo��ato��y.� �the�� �abo��ato��y �the�� �abo��ato��y�abo��ato��y 
��esu�ts �e��e �ithin no��ma� ��ange.� A�bdomina� CT scanA�bdomina� CT scanbdomina� CT scanscan 
sho�ed acute �anc��eatitis �ith �e��i�anc��eatic f �uid 
co��ections ���esenting as g��ade E.� Magnetic ��esonance 
cho�angio�anc��eatog��a�hy (M�C�) sho�ed a diffuse (M�C�) sho�ed a diffuse�C�) sho�ed a diffuse) sho�ed a diffusesho�ed a diffusea diffusediffuse 
di�ated common bi�e duct �ithout any signa� �oid.� TheThe 
�anc��eatic duct �as un��ema��kab�e (�igu��e 1).� �ecauseanc��eatic duct �as un��ema��kab�e (�igu��e 1).� �ecauseu��e 1).� �ecause1).� �ecause 
the te��mina� common bi�e duct (C��) na����o�ing �as common bi�e duct (C��) na����o�ing �ascommon bi�e duct (C��) na����o�ing �asC��) na����o�ing �as) na����o�ing �as na����o�ing �as 
sus�icious, endosco�ic ��et��og��ade cho�edocho�anc��ea�endosco�ic ��et��og��ade cho�edocho�anc��ea�
tog��a�hy (E�C�) �as �e��fo��med.� �uodenosco�yE�C�) �as �e��fo��med.� �uodenosco�y) �as �e��fo��med.� �uodenosco�y �as �e��fo��med.� �uodenosco�y�uodenosco�yuodenosco�y 
sho�ed the ma�o�� �a�i��a bu�ging into the duodena� the ma�o�� �a�i��a bu�ging into the duodena� 
�umen.� The o�e���ying mucosa �as intact (�igu��e 2A�).�u��e 2A�).�2A�).�  
After endoscopic biliary sphincterotomy, an even and firm 
nodu�a�� mass �ith a g��anu�a�� and �i��ous mucosa �as seen 
o��iginating f��om the �e��i�anc��eatic o��ifice (�igu��e 2�).�u��e 2�).�2�).�  
Mu�ti��e bio�sies �e��e taken f��om the mass.� Thoughhoughough 
the dista� common bi�e duct �as diffuse�y di�ated, the��e dista� common bi�e duct �as diffuse�y di�ated, the��edista� common bi�e duct �as diffuse�y di�ated, the��e 
was no definite delay of  passage after contrast injection. 
�ubse�uent endosco�ic u�t��asonog��a�hy (EU�) sho�edubse�uent endosco�ic u�t��asonog��a�hy (EU�) sho�ed) sho�ed sho�ed 
s�ight�y e�e�ated echogenic �esions on the ma�o�� �a�i��a 
(Fig�re ��. �here was no definite echogenic lesion in the�re ��. �here was no definite echogenic lesion in the��. �here was no definite echogenic lesion in the�here was no definite echogenic lesion in thehere was no definite echogenic lesion in the 
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Abstract
Adenomyoma is a term generally applied to nodular 
lesions showing proliferation of both epithelial and 
smooth mus�le �omponents. Despite its benign nature, 
ampullary adenomyoma is usually presented as biliary 
obstru�tion. Most �ases are misdiagnosed as �ar�inoma 
or adenoma by preoperative endos�opi� or radiologi� 
pro�edure. Therefore, it is frequently treated withwith 
extensive surgery. To our knowledge, this is the first 
reported �ase in English literature of adenomyoma 
lo�ated in the peripan�reati� orif i�e result ing in 
intermittent pan�reati� du�t obstru�tion and re�urrent 
pan�reatitis diagnosed by the endos�opi� pie�emealdiagnosed by the endos�opi� pie�emeal by the endos�opi� pie�emealpie�emeal 
rese�tion. 
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INTRODUCTION
A�m�u��a��y tumo��s, both benign and ma�ignant, may 
���esent as acute ��ecu����ent �anc��eatitis[1]1].� The mostost 
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ga��b�adde��.� Tentati�e �atho�ogic diagnosis sho�ed musc�eTentati�e �atho�ogic diagnosis sho�ed musc�eentati�e �atho�ogic diagnosis sho�ed musc�e 
proliferation witho�t atypia. �o confirm the diagnosis of  
unex�osed ty�e adenoma �e �e��fo��med a �a��ge��a��tic�enex�osed ty�e adenoma �e �e��fo��med a �a��ge��a��tic�e ty�e adenoma �e �e��fo��med a �a��ge��a��tic�eadenoma �e �e��fo��med a �a��ge��a��tic�e �e �e��fo��med a �a��ge��a��tic�eed a �a��ge��a��tic�e a �a��ge��a��tic�ea �a��ge��a��tic�e �a��ge��a��tic�e 
bio�sy (�iecemea� ��esection) using an e�ect��ocaute��y 
sna��e.� A�fte�� �iecemea� ��esection, endosco�ic �anc��eaticA�fte�� �iecemea� ��esection, endosco�ic �anc��eaticfte�� �iecemea� ��esection, endosco�ic �anc��eatic 
duct s�hincte��otomy �as �e��fo��med and a ���o�hy�actic�as �e��fo��med and a ���o�hy�acticand a ���o�hy�actic 
�anc��eatic stent �as inse��ted.� A�dditiona� a��gon ��asmaA�dditiona� a��gon ��asma a��gon ��asma 
coagu�ation (A��C) �as a���ied to ob�ite��ate ��emnant 
�i��ous mucosa.� No ���ocedu��e���e�ated com��ication���e�ated com��ication��e�ated com��ication 
occu����ed fo��o�ing the ���ocedu��e.� �isto�atho�ogic fo��o�ing the ���ocedu��e.� �isto�atho�ogic 
ana�ysis of  the ��esected s�ecimen sho�ed an admixtu��ethe ��esected s�ecimen sho�ed an admixtu��e��esected s�ecimen sho�ed an admixtu��e 
of  nume��ous ductu�es and a ���ominent ���o�ife��ation of  
smooth musc�e in the duodena� submucosa.� The ductu�esThe ductu�eshe ductu�es 
�e��e �ined by co�umna�� e�ithe�ia� ce��s (�igu��e �).� The��eu��e �).� The��e�).� The��eThe��ehe��e 
were no definite pancreatic acini in the pathologic findings.ere no definite pancreatic acini in the pathologic findings. no definite pancreatic acini in the pathologic findings.in the pathologic findings.n the pathologic findings.s.�.� 
�ased on the �atho�ogic findings, the diagnosis ofthe �atho�ogic findings, the diagnosis of�atho�ogic findings, the diagnosis of  
unex�osed ty�e am�u��a��y adenomyoma �as confi��med.� 
�o��o��u� duodenosco�y sho�ed a no��ma� �ooking ofo��o��u� duodenosco�y sho�ed a no��ma� �ooking ofa no��ma� �ooking ofno��ma� �ooking ofof  
ma�o�� �a�i��a o��ifice �ith sca�� change.� The �atient �asThe �atient �ashe �atient �as�as 
doing �e�� at the 1 yea�� fo��o��u�.�1 yea�� fo��o��u�.� fo��o��u�.�fo��o��u�.�

DISCUSSION
A�denomyoma is a te��m gene��a��y a���ied to nodu�a�� �esions 
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sho�ing ���o�ife��ation of  both e�ithe�ia� and smooth 
musc�e com�onents[�,8]�,8]].� It can occu�� any�he��e in thet can occu�� any�he��e in the 
gast��ointestina� t��act.� A��though it is most common�y found.� A��though it is most common�y found A��though it is most common�y found 
in the fundus of  the ga��b�adde��, it ��a��e�y occu��s in thes in the in the 
ext��ahe�atic bi�ia��y t��act, inc�uding the am�u��a of �ate��, inc�uding the am�u��a of �ate�� inc�uding the am�u��a of  �ate�� [8]8]].�

�es�ite its benign natu��e, in ���e�ious ��e�o��ts, 
am�u��a��y adenomyoma is usua��y ���esented as bi�ia��y 
obst��uction[9,10]9,10]].� Most cases a��e misdiagnosed as ca��cinomaMost cases a��e misdiagnosed as ca��cinoma 
o�� adenoma by ���eo�e��ati�e endosco�ic o�� ��adio�ogic 
���ocedu��e.� The��efo��e, it is f��e�uent�y t��eated �ith extensi�e�ith extensi�e extensi�e 
su��ge��y[8,9].� To ou�� kno��edge, this is the fi��st ��e�o��tedTo ou�� kno��edge, this is the fi��st ��e�o��ted 
case in  Eng�ish �ite��atu��e of  adenomyoma �ocated in the 
�e��i�anc��eatic o��ifice ��esu�ting in inte��mittent �anc��eatic 
duct obst��uction and ��ecu����ent �anc��eatitis diagnosed bydiagnosed by by 
the endosco�ic �iecemea� ��esection.��iecemea� ��esection.� ��esection.� 

Unex�osed ty�e am�u��a��y adenomyoma shou�d be 
diffe��entiated f��om ch��onic �a�i��itis associated �ith benign 
conditions such as ga��stones and duodenitis.� Ch��onic and duodenitis.� Ch��onic duodenitis.� Ch��onic 
�a�i��itis may ���esent as adenomatoid ducta� hy�e����asia���esent as adenomatoid ducta� hy�e����asia as adenomatoid ducta� hy�e����asia 
�ith fib��osis and ch��onic inf�ammation[10]10]].� In cont��ast,, 
the int��aam�u��a��y mass in ou�� case sho�ed admixtu��e ofsho�ed admixtu��e ofadmixtu��e of  
nume��ous ductu�es and ���ominent ���o�ife��ation of  smooth 
musc�e in the submucosa of  the duodenum, �hich �as, �hich �as 
devoid of  definite fibrosis. 

It may be difficu�t to detect sma�� am�u��a��y �esions,, 
es�ecia��y if they do not ���ot��ude into the am�u��a if  they do not ���ot��ude into the am�u��athe am�u��aam�u��a[1]1]].� 
Thus, endosco�ic bi�ia��y s�hincte��otomy may be he��fu�hus, endosco�ic bi�ia��y s�hincte��otomy may be he��fu�, endosco�ic bi�ia��y s�hincte��otomy may be he��fu� endosco�ic bi�ia��y s�hincte��otomy may be he��fu� 
in detection of  the unex�osed ty�es of am�u��a��y tumo��s,the unex�osed ty�es of am�u��a��y tumo��s,unex�osed ty�es of  am�u��a��y tumo��s, 
es�ecia��y in cases of common bi�e duct di�atation ins of common bi�e duct di�atation in of  common bi�e duct di�atation in 
the absence of  ga��stones o�� in cases of  unex��ained 
��ecu����ent �anc��eatitis[1,11]1,11]].� �n endosco�ic ins�ection,�n endosco�ic ins�ection,endosco�ic ins�ection, 
the unex�osed ty�e am�u��a��y adenomyoma sho�ed ty�e am�u��a��y adenomyoma sho�edadenomyoma sho�ed 
�obu�ated, fi��m, �i��ous, and mucosa� g��anu�a��ities.�g��anu�a��ities.�.� 
These endosco�ic findings a��e ��athe�� nons�ecific and a��e ��athe�� nons�ecific and 
may be obse���ed in nonneo��astic conditions such as a 

Figure 1  MRCP showing 
a diffuse dilated common 
bile duct without signal 
void and the remarkable 
pancreatic duct.

Figure 2  Duodeno-
s c o p y  s h o w i n g  a 
bulged major papilla 
with overlying intact 
mucosa (A) and an 
even and firm nodular 
mass with mucosal and 
vil lous granularit ies 
origionating from the 
peripancreatic orifice 
after endoscopic biliary 
sphinctertomy (B) (the 
arrow indicates the 
main pancreatic duct 
orifice).

A

B

Figure 3  EUS showing 
slightly elevated echo-
genic lesions on major 
papilla.

Figure 4  Histology 
of the resected spe-
c imen showing nu-
merous ductules in 
association with promi-
nent proliferation of 
smooth muscle in the 
s u b m u c o s a  o f  t h e 
duodenum ( inse r t , 
HE, × 2). The ductules 
were lined by columnar 
epithelial cells (HE, × 
200).



cho�edochoce�e, im�acted am�u��a��y stones, o�� �a�i��itis[12]12]].� 
�h�s, endoscopic findings are by no means pathognomic,h�s, endoscopic findings are by no means pathognomic,, 
and tissue diagnosis is essentia� fo�� accu��ate diagnosisdiagnosis[12]12]].� 
�o�e�e��, tissue sam��es obtained using con�entiona� 
bio�sy fo��ce�s may ha�e a �o� diagnostic yie�d[11]11]].� La��ge�a��ge�
�a��tic�e bio�sy using an e�ect��ic caute��y sna��e has been 
sho�n to inc��ease diagnostic accu��acy as sho�n in 
���e�ious studies studies[12]12]] and the �atient discussed in this ��e�o��t.�the �atient discussed in this ��e�o��t.�.�  

In summa��y, unex�osed ty�e am�u��a��y adenomyoma 
may be added to the �ist of  ��a��e entities causing ��ecu����ent 
�anc��eatitis.�
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