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Background

Is o la te d  s p h e n o id  s in u s  le s io n s  a re  r a r e ,  a n d  
account fo r 1 -2 .7%  o f all paranasal sinus lesions1. These  
le s io n s  a re  s p h e n o id  cys t, s p h e n o id  s in u s itis , fu n g a l 
d is e a s e , in v e r te d  p a p i l lo m a , s p h e n o c h o a n a l p o ly p , 
fo re ig n  b o d y , m a lig n a n t  tu m o rs . Is o la te d  s p h e n o id a l 
sinusitis can b e  b ac te ria l o r fungal and th e  incidence o f 
fu n g a l in fe c t io n  is a b o u t  2 5 -3 0 %  o f  a ll a n d  th is  is 
c a te g o r iz e d  as n o n - in v a s iv e , in v a s iv e  in d o le n t  a n d  
fu lm in a n t2. N on in vas ive  fu n g a l sinusitis usually  involves  
o n ly  o n e  sinus an d  o u t o f  all p ^ ra -n asa l s inuses, c o m 
m o n e s t to  be  in v o lv e d  is th e  m a x illa ry  s inus a n d  th e  
c o m m o n e s t o rgan ism  be in g  asperg illus3. Iso la ted  s p h e 
n o id a l s in us fu n g a l d is e a s e  is ra re  as a re s u lt  o f  th e  
u n fa v o ra b le  a n a to m ic  lo c a tio n  o f  th e  s p h e n o id s  an d  
d e c re a s e d  n asa l a ir f lo w  in th a t  re g io n 4. T h is  d is e a s e  
is m o re  c o m m o n  in  im m u p e -c o m p ro m is e d  p a t ie n ts ,  
b u t  t h e r e  a r e  c ases  re p o r te d  in im m u n e -c o m p e te n t  
in d iv id u a ls  as w e l l5.

S ince is o la te d  s p h e n o id a l fu n g a l s in u s itis  is ra re , 
and also because it  p resents  w ith  a range o f non specific  
s y m p to m s , s u c h  as h e a d a c h e , v is u a l s y m p to m s  o r  
cranial n e rve  palsies, th e  diagnosis can be easily m issed  
if no t fo r  a h ig h er d e g re e  o f  suspicion. T h e  diagnosis o f  
is o la te d  s p h e n o id a l fu n g a l s in u s itis  u s u a lly  re q u ire s  
ad van ced  im ag in g  b ecau se , nasal en d o sco p y  an d  sinus  
X-ray can be n o rm a l in th e s e  p a tie n ts . D u e  to  all th ese  
re a s o n s , th e  l i t e r a tu r e  re v e a ls , th a t  th e  d ia g n o s is  o f  
fungal sinusitis in spheno id  sinus is o fte n  d e layed , w h e re  
th e  p atien ts  s u ffe r fo r  years  w ith  headache  o r d e te rio ra te  
w ith  c o m p lic a tio n s .

W e  r e p o r t  a c a s e  o f  is o la te d  s p h e n o id a l s in u s  
fu n g a l s in u s itis , in  a p a t ie n t  w ith  u lc e ra tiv e  c o lit is  in 
re m is s io n , p re s e n tin g  w ith  se v e re  u n ila te ra l h e a d a c h e  
and  facia l n um bness  lead in g  to  a d iagnostic  d ile m m a  in 
th e  in i t ia l  s ta g e . T h is  e la b o ra te s  th e  im p o r ta n c e  o f  a 
high d eg ree  o f  suspicion o f  th is ra re  disease in this ty p e  
o f  a c lin ica l p re s e n ta t io n , to  im a g e  e a r ly  a n d  p re v e n t  
fu r th e r  se rio u s  c o m p lic a tio n s .

Case presentation

A  4 3 - y e a r -o ld  f e m a le  p r e s e n te d  w i th  a s e v e re  
u n b e a r a b le  r ig h t  f r o n t a l  h e a d a c h e  f o r  tvyo w e e k s

d u r a t io n .  I t  h a d  b e e n  p e r s is te n t  a n d  p ro g re s s iv e ,  
associated  w ith  rig h t o rb ita l pain and fac ia l num bness  
She c o m p la in ed  o f  p h o to p h o b ia , and  the h e a d a c h e  w ,r. 
not associated w ith  tearing  or vom itin g . The pain d id  imi 
resolve w ith  s im ple co n ven tio n a l analgesics. She had no 
s im ila r  e p is o d e s  in th e  p a s t. She h ad  no  f e a t u n s  
suggestive o f sinusitis such as nasal b lockage, discharge  
o r a h is to ry  o f s in u s itis . In h o s p ita l she c o n tin u e d  in  
have ep isodic  excruc ia ting  rig h t s ided h ead ach e , w ith  .i 
p e rs is te n t  b a c k g ro u n d  d u ll h e a d a c h e . She had  b e e n  
d ia g n o s e d  w ith  u lc e ra tiv e  c o litis  10  yrs b ack , n o w  in 
re m is s io n  an d  a lso  h a v in g  s e ro -n e g a t iv e  a r th r it is  lor 
w hich she is on long te rm  tre a tm e n t w ith  a small dose <>l 
o ra l p re d n is o lo n e  and  s u lfa s a la z in e .

On e x a m in a t io n , she h ad  no  sinus te n d e rn e s s  or 
in tran asa l a b n o rm a litie s . Pupils w e re  n o rm a l and  th e re  
w as no p a p illo e d e m a . But on n eu ro lo g ica l e x a m in a tio n , 
th e re  w as a m a rk e d  sensory loss o v e r th e  a rea  o f right 
m a x illa ry  s e n s o ry  d iv is io n , w h e re  she  c o m p la in e d  ol 
n u m b n e s s . O th e r  d iv is io n s  o f f if th  c ra n ia l n e rv e  w e re  
fo u n d  to  be n o rm a l a lo n g  w ith  th e  m o to r  c o m p o n e n t  
C ornea l re fle x  w as p re s e n t and  all o th e r  cran ia! n e rv e ,  
w e re  no rm al. On eye screening, in tra  ocu lar pressures ol 
both eyes w e re  norm al.

T h e  in itia l d iffe re n tia l d iagnosis co n s id ered  fo r  her 
p resen ta tio n  w e re  severe m igra ine , pseudo tu m o r cerebri, 
space occupying lesion, o r venous sinus th rom bosis . Hei 
blood counts show ed  an e le va ted  W BC (1 2 x l0 3/u L ) and <i 
high  ESR ( 9 1 m m / lst h o u r) . B u t CRP w a s  n o rm a l. N on  
c o n tra s t CT o f  b ra in  d id n o t re v e a l a n y  specific  a b n o r  
m ality . C o n s id e rin g  se v e re  s in usitis  as a p o s s ib ility  for 
u n ila te ra l h e a d a c h e , e v e n  w ith o u t  o t h e r  fe a tu r e s  o l 
sinusitis, an  x -ray  sinus v ie w  w as done  and w as norm al. 
Nasal en d o sco p y  p e rfo rm e d  w as also n o rm a l. N eg a tive  
resu lts  o f in itia l p ro c e d u re s  an d  CT im ag in g , c re a te d  a 
d iag n o stic  d ile m m a  a t th is  p o in t.

T h e re fo re  a c o n tra s t e n h a n c e d  CT scan o f  sinuses 
was p e rfo rm e d  w ith  a high d e g re e  o f suspicion because  
o f severe pers is tant un ila tera l pain  w ith  tr ig em in a l nerve  
in v o lv e m e n t. It  re v e a le d , p ro b a b le  s p h e n o id a l sinusitis. 
M R I scan o f b ra in  w ith  skull b ase , w ith  in fra -te m p o ra l 
v ie w s  w a s  p e r fo r m e d  a n d  th is  c o n firm e d  r ig h t  s id e d  
is o la te d  sp h e n o id  s in usitis  (F ig u re ).
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Discussion
Is o la te d  s p h e n o id a l Im iK itl k ln m l l l#  1# a ra n *  

clinical e n tity  .m il Is n ito n  m lsd lii(p iosr'd  dun In  lack ol 
s p e c ific  fe .d in e s  m llm  p r e s u m e  o f a n o n  resolving 
head ach e , lie .id .n  lie  is llm  m ust to rn m o n  p re s e n ta tio n  
o f th is  d isease  and is m o s tly  d e e p  s e a le d  an d  re tro  
o rb ita l. T h e  m m  m e. in e m lii a im  o l th e  s p h en o id  sinus 
receives senso iy  liu ie iv a llo n  hy llm  po sterio r e lh m o ld a l 
n e rv e s  (b ra in  h ol l lm  o p h th a lm ic  n e rv e ) , an d  post 
ganglionic p a rasym p a lh e lii lllm is  o l llm  facial nerve  that 
synapsed at th e  p te ry g o p a la tin e  ganglion w h ich  co n tro l 
secretion  of m m  ns H e lm  o ih lla l pain Is likely as a result 
o f this in nervation  Put o lh e i va lian ts  o l headache  such 
as v e r te x , r e fe r ie d  o i i l p l t a l  in  d lllu s e  .t ie  c o m m o n ly  
seen3.

O u r p a tien t had a d e e p  iig lil sided liu n la l headache  
w hich w as th robb ing  in n a tu re  and In llm  hat kground ol 
d u ll p e rs is te n t h e a d a i lie  O lh e i s y m p to m s  o l iso la ted  
s p h e n o id a l fu n g a l sn m silis  u n h id e  v isual d is tu rb a n c e s

t f t f M i n g  1 1 n i l . 1 i iM . i l  v is ion  loss, d ip lo p ia ,  b lu r r in g  of 
y ll lp lt  d u e  h i  in v o lv e m e n t  of  o p t ic  n e rv e .  Also nasal 
i i b t l t u r  l io n , i h m n i i h e a ,  h y p o s m i a a r e  s o m e  o t h e r  
f M d U f l W  t •<(x X I <X 1 In v o l v e m e n t  of  c ra n ia l  n e rv e s  
i l B t C l d l l y  o p h lh . i lm u  .ind m axil lary  b ranches  of tr ige  
niinal n e iv e  Ih .u  was e v id e n t  in our  p a t ie n t  had been  
r« p n t !e d  lii 4 pa l ien ls  in a case series of 15 patients

D e p e n d in g  on th e  s e v e rity  o f th e  fu n g a l in fec tio n  
the  l ie a lm e n l m etho ds  vary. Our p a tien t w as falling into  
POP Invasive  lu ngn l s inusitis , w h e re  h yp h ae  w e re  seen 
In b ls ln lo g y  h u l th e  (u n g a l c u ltu re  w as n e g a tiv e . She 
lie d  c o m p le te  < m e  o l h e a d a c h e  and n u m b n e s s  a f te r  
endosi ofili nasal surgery. T h ere fo re  she was not treated  
w ith  system K a n ti lu n g a l m ed ica tio n s .

l lm  s p h en o id  sinus is a n a to m ic a lly  closely re la te d  
to  a sel ol v ita l s tructu res  inc lud ing  th e  dura , p itu ita ry , 
optic n e iv e , p te ryg o id  canal and n erve , in te rn a l caro tid  
g rim y  grid the  ravern o u s  sinus w ith  its associated cranial 
norvos (III, IV, V I ,  V 2 , and V I). T h ere fo re , early  diagnosis  
gild  m a n a g e m e n t of spheno id  sinus lesions is crucial to  
prevent d evastating  com plications th a t can occur due to  
In vo lvem en t o l th ese  structures.

C o n c lu s io n

Is o la te d  s p h e n o id a l sinus fu n g a l s in u s itis  is ra re  
and th a t should  be co n s id ered  w ith  p rio rity  in pa tien ts  
p resentin g  w ith  severe deep  seated headache, even if the  
usual (natu res  of sinusitis are  absent, w ith  norm al in itial 
b ra in  im ag in g  and nasal endosco py . This case e m p h a 
sizes th e  im p o rta n c e  o f a w a re n e s s  o f th is ra re  c lin ical 
e n tity  and th e  need  fo r a p p ro p ria te  im aging.
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